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1 Uitgangsvragen
Zie: Appendix — interactieve werkconferentie organisatie van zorg voor meer informatie over
de totstandkoming van de uitgangsvragen.

Vraag 1: Wat is de rol van de huisarts en hoe kan deze het best voor continuiteit van zorg, in
de 4 domeinen (lichamelijk, sociaal, psychologische en spiritueel) inclusief nazorg — in de

thuissituatie zorgen?

Vraag 2: Hoe kunnen we de continuiteit van zorg inclusief nazorg bij de overdracht van het
ziekenhuis naar thuis, hospice of instelling verbeteren in de vier domeinen?

Vraag 3: Hoe zorgen we ervoor, dat anticiperende zorgplanning vanuit het ouder- en
kindperspectief standaard wordt in de kinderpalliatieve zorg? (d.w.z. zorgplanning die

rekening houdt met symptomen en situaties die zich kunnen voordoen).

Vraag 4: Hoe kunnen we de codrdinatie van zorg zo organiseren, dat ouders en kind zoveel
mogelijk worden ontlast met behoud van regie?

Vraag 5: Op welke wijze kan een casemanager het beste worden ingezet?

Vraag 6: Wat zijn de belangrijkste drie onderdelen van de module kinderpalliatieve zorg in de
opleiding van toekomstige zorgverleners?

Vraag 7: Wat is de grootste hindernis om ons werk kwalitatief goed te kunnen doen, die we
zelf kunnen verminderen of helemaal uit de weg ruimen, en hoe doe we dat?
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2 Resultaten van het literatuuronderzoek

Jaar Bibliografie Studie
karakteristieken

1: Wat is de rol van de huisarts en hoe kan deze het best voor continuiteit van zorg, in de 4 domeinen
(lichamelijk, sociaal, psychologische en spiritueel) inclusief nazorg — in de thuissituatie zorgen?”

2: Hoe kunnen we de continuiteit van zorg inclusief nazorg bij de overdracht van het ziekenhuis naar thuis,
hospice of instelling verbeteren in de vier domeinen?”

3: Hoe zorgen we ervoor, dat anticiperende zorgplanning vanuit het ouder- en kindperspectief standaard
wordt in de kinderpalliatieve zorg? (d.w.z. zorgplanning die rekening houdt met symptomen en situaties die
zich kunnen voordoen).”

4: Hoe kunnen we de codrdinatie van zorg zo organiseren, dat ouders en kind zoveel mogelijk worden ontlast
met behoud van regie?

5: Op welke wijze kan een casemanager het beste worden ingezet?”

6: Wat zijn de belangrijkste drie onderdelen van de module kinderpalliatieve zorg in de opleiding van
toekomstige zorgverleners?”

7: Wat is de grootste hindernis om ons werk kwalitatief goed te kunnen doen, die we zelf kunnen verminderen
of helemaal uit de weg ruimen, en hoe doen we dat?”

Geen literatuur beschikbaar

*Systematisch gezocht naar effectiviteit van interventies over organisatie van zorg, zie: bijlage 7 zoekverantwoording—
search 1

3 Evidence tabellen

Niet van toepassing. Uit de systematische zoekstrategie resulteerden geen gerandomiseerde studies
over organisatie van zorg.

4 Samenvatting en gradering van bewijs

Niet van toepassing. Uit de systematische zoekstrategie resulteerden geen gerandomiseerde studies
over organisatie van zorg.
Om antwoord te geven op de vragen, bovenstaande vragen is een ideafactory georganiseerd.
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5 Aanbevelingen uit richtlijnen
Table 1 Assessment of concordance and discordance between existing guidelines for organization of pediatric palliative care

Richtlijn palliative zorg voor
kinderen 2013

National Institute for Health Care
Excellence

National Coalition for Hospice and
Palliative Care

Concordanc
e/discordanc
e

Recommendations on teams of professionals providing pediatric palliative care

Multidisciplinary teams

- Provision of care through Yes Yes Yes Concordanc
multidisciplinary team e

- Identified members of a eindverantwoordelijke healthcare professionals from Physicians; nurses; advanced Concordanc
multidisciplinary team hoofdbehandelaar; primary, secondary or tertiary practice providers; social workers; e

coordinerend verpleegkundige
evt. aanvullende leden:

Huisarts AVG; kinderarts,
kinderthuiszorg, fysiotherapeut,
logopediste, ergotherapeut,
diétiste, maatschappelijk werker,
psycholoog, rouwtherapeut,
leerkracht, ambulant begeleider,
geestelijk verzorg

services (including specialists in
the child's, condition, hospice
professionals and members of the
specialist palliative care team);
social care practitioners;
education professionals;
chaplains;

allied health professionals (for
example physiotherapists)

chaplains; clinical pharmacists;
other professionals to meet the
needs of the patients.

- Members of the team can Not specified Yes Yes Discordance
change dependent on the
needs of the patient

- Lead clinician coordinating  Yes, hoofdbehandelaar Yes, a named medical specialist Not specified Discordance
care

- First point of contact Yes, coordinerend Yes, a named member of the Not specified Discordance

verpleegkundige multidisciplinary team

- Involvement of parents in Not specified Yes, if appropriate Not specified Discordance
multidisciplinary team
meetings

Specialist palliative care teams

- Presence of a specialist Not specified Yes, involve when child has Yes Discordance
palliative care team unresolved distressing symptoms

- Identified members of a Not specified a paediatric palliative care A palliative care specialty team Discordance

specialist palliative care
team
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consultant; a nurse with expertise
in paediatric palliative care; a

includes a certified palliative care
specialist. The setting of care or



pharmacist with expertise in
specialist paediatric palliative care
experts in child and family support
who have experience in end of life
care

reimbursement may further dictate
which clinician must be certified.

Recommendations on provision of pediatric palliative care

24-hour care Yes Yes Yes Concordanc
Hoofdbehandelaar en Advice from a consultant in Family has access to palliative care e
coordinerend verpleegkundige zijn  pediatic palliative care by staff 24 hours a day, seven days a
24 uur per dag bereikbaar telephone; week by phone
Pediatric nursing care
Use of Palliative care plan Yes Yes Yes, Concordanc
Hoofdbehandelaar bespreekt The team facilitates the e

regelmatig en in alle beslissende
fase het zorgplan met kind en/of
ouders

implementation and ongoing

refinement of the palliative care plan

(Rapid) Transfer to preferred
place of death

Not specified

Yes; update advance care plan
with: intended changes to care;
care plans that cover (final hours
of life; what happens when child
lives longer then expected; family
support after death of child; care
of the child’s body); involved
responsible professionals;
professionals that help with
arrangements after death

Not specified

Discordance

Recommendations on care settings

- Discussion of preferred
place of care/death

Not specified

Yes, children and young people
and their parents or carers,
provide information about: the
various care settings (for example
home, hospice or hospital care);
the care and support available in
each setting practical and safety
issues.

Yes, care is provided in the setting
preferred by the patient and family,
if feasible or the team helps the
patient and family select an
alternative setting.

Discordance

- Information about practical

considerations such as
home adaptations

Not specified
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Yes, If the child or young person
and their parents or carers prefer

The IDT shares information and
resources regarding palliative care

Discordance



care at home, take into account
and discuss the practical
considerations with them

with clinicians and other
professionals involved in the
patient’s plan of care.

- Services/providers should
be able to support
parenteral drug
administration (opioids)

Not specified

Yes, Services for children and
young people who are
approaching the end of life and
are being cared for at home
should be able to support
parenteral drug administration (for
example continuous
subcutaneous opioid or
anticonvulsant infusions).

Yes, Providers in all settings Discordance
address the unique needs of
children, whether they are patients,

family members, or visitors

Recommendations on continuity of care/care transitions

Medical Patient file which is Yes, dossier met een zorgplan en Not specified No Discordance
accessible by health informative over alle dimensies All taken steps should be well

professionals, parents and van zorg documentated, especially in case of

patients transition in care.

Recommendations on education

Development of learning Yes, symptoombestrijding, Not specified Yes, All palliative care clinicians Discordance

modules voeding, PAZO richtlijn,
communicatie, eindigheid en
sterven, zorgcodrdinatie,
mogelijkheden van respijtzorg,
sociale kaart, zorg voor de
zorgenden, kinderhospices,
rouwbegeleiding, palliatieve zorg
voor verstandelijk beperkte
kinderen
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receive training regarding the use of
opioids, including: Safe and
appropriate use of opioids; Risk
assessment for opioid substance
use disorder; Monitoring for signs of
opioid abuse and diversion;
Managing pain for patients at risk
for substance abuse; Safe disposal
of opioids in home and community
settings
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1 Uitgangsvragen
1.1 Effectiviteit van ACP interventies
Vraag 1: Wat is het effect van advance care planning (ACP) bij kinderen tussen 0 en 18 jaar in de
palliatieve fase en hun familie/verzorgers op besluitvorming en kwaliteit van leven?
P: Kinderen in de palliatieve fase tussen 0 en 18 jaar
Familie/verzorgers van kinderen tussen 0 en 18 jaar in de palliatieve fase
I: Advance Care Planning
C: Geen interventie/standaard zorg
O: Effect op besluitvorming en kwaliteit van leven

1.2 Belemmerende en bevorderende factoren van ACP en gezamenlijke

besluitvorming
Vraag 2: Wat zijn de bevorderende en belemmerende factoren voor Advance Care Planning en
gezamenlijke besluitvorming in de palliatieve fase bij kinderen tussen 0 en 18 jaar, familie/verzorgers
en het multidisciplinaire team ?
P: Kinderen tussen 0 en 18 jaar in de palliatieve fase
Familie/verzorgers van kinderen tussen 0 en 18 jaar in de palliatieve fase
Multidisciplinaire zorgteam van kinderen tussen 0 en 18 jaar in de palliatieve fase
l: (1) Advance Care Planning, het ontwikkelen, beoordelen en evalueren van een
gepersonaliseerd parallel zorgplan. (2) Gezamenlijke besluitvorming
C: -
O: Belemmerende en bevorderende factoren
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2 Resultaten van het literatuuronderzoek

Jaar | Bibliografie

| Studie karakteristieken

1: Wat is het effect van ACP op besluitvorming en kwaliteit van leven?”

2016

National Institute for Health and Care Excellence (NICE). End of life care
for infants, children and young people with life-limiting conditions: planning
and management. 2016

Richtlijn kinderen

2010

Lyon ME et al. Is it safe? Talking to teens with HIV/AIDS about death and
dying: a 3-month evaluation of Family Centered Advance Care (FACE)
planning - anxiety, depression, quality of life. HIV/AIDS Research and
Palliative Care. 2010;2:27-37.

RCT kinderen

2017

Lyon ME et al. A randomized clinical trial of adolescents with HIV/AIDS:
pediatric advance care planning. AIDS Care. 2017;29(10):1287-96.

RCT kinderen

2013

Lyon ME et al. Family-centered advance care planning for teens with
cancer. Jama, Pediatr. 2013;167(5):460-7.

RCT kinderen

2014

Lyon ME et al. A longitudinal, randomized, controlled trial of advance care
planning for teens with cancer: anxiety, depression, quality of life, advance
directives, spirituality. J Adolesc Health. 2014;54(6):710-7

RCT kinderen

2: Wat zijn de belemmerende en bevorderende factoren voor kinderen tussen 0 en 18 jaar, familie/verzorgers en het
multidisciplinaire team bij gezamenlijke besluitvorming (0.a. ACP) in de palliatieve fase?”

2016

National Institute for Health and Care Excellence (NICE). End of life care for
infants, children and young people with life-limiting conditions: planning and
management. 2016

Richtlijn kinderen

2017

Cicero-Oneto et al. Decision-making on therapeutic futility in Mexican adolescents
with cancer: a qualitative study. BMC Med Ethics 2017;18:74.

Kwalitatieve studie SDM

2018

Day et al. "We just follow the patients' lead": Healthcare professional perspectives on
the involvement of teenagers with cancer in decision making. Paediatric Blood Cancer
2018;65.

Kwalitatieve studie SDM

2017

Henderson et al. Preparing Pediatric Healthcare Professionals for End-of-Life Care
Discussions: An Exploratory Study. J Palliat Med 2017;20:662-6.

Kwalitatieve studie SDM

2017

Kelly et al. Identifying a conceptual shift in child and adolescent-reported treatment
decision making: "Having a say, as | need at this time". Pediatr Blood Cancer 2017;64.

Kwalitatieve studie SDM

2020

Mekelenkamp et al. Parental experiences in end-of-life decision-making in allogeneic
pediatric stem cell transplantation: "Have | been a good parent?". Pediatr Blood
Cancer 2020;67:€28229.

Kwalitatieve studie SDM

2018

Murrell et al. |dentifying Opportunities to Provide Family-centered Care for Families
With Children With Type 1 Spinal Muscular Atrophy. J Pediatr Nurs 2018;43:111-9.

Kwalitatieve studie SDM

2019

Sasazuki et al. Decision-making dilemmas of paediatricians: a qualitative study in
Japan. BMJ Open 2019;9:e026579.

Kwalitatieve studie SDM

2020

Sisk et al. Communication in Pediatric Oncology: A Qualitative Study. Pediatrics
2020;146:€20201193.

Kwalitatieve studie SDM

2018

Superdock et al. Exploring the vagueness of Religion & Spirituality in complex
paediatric decision-making: a qualitative study. BMC Palliat Care 2018;17:107.

Kwalitatieve studie SDM

2016

Zaal-Schuller et al. How parents and physicians experience end-of-life decision-
making for children with profound intellectual and multiple disabilities. Res Dev Disabil
2016;59:283-93.

Kwalitatieve studie SDM

2017

Beecham et al. Keeping all options open: Parents' approaches to advance care
planning. Health Expect 2017;20:75-684.

Kwalitatieve studie ACP

2020

Edwards et al. Decisions for long-term ventilation for children: perspectives of family
members. Ann Am Thorac Soc 2020;17:72-80.

Kwalitatieve studie ACP

2017

Edwards et al. Decisions around Long-term Ventilation for Children. Perspectives of
Directors of Pediatric Home Ventilation Programs. Ann Am Thorac Soc 2017;14:1539-
47.

Kwalitatieve studie ACP

2021

Fahner et al. Evaluation showed that stakeholders valued the support provided by the
Implementing Pediatric Advance Care Planning Toolkit. Acta Paediatr 2021;110:237-
46.

Kwalitatieve studie ACP

2020

Fahner et al. Towards advance care planning in pediatrics: a qualitative study on
envisioning the future as parents of a seriously ill child. Eur J Pediatr 2020;17:1461-68.

Kwalitatieve studie ACP

2017

Odeniyi et al. Communication Challenges of Oncologists and Intensivists Caring for
Pediatric Oncology Patients: A Qualitative Study. J Pain Symptom Manage
2017;54:909-15.

Kwalitatieve studie ACP

2020

Hein et al. Identifying key elements for paediatric advance care planning with parents,
healthcare providers and stakeholders: A qualitative study. Palliat Med 2020;34:300-8.

Kwalitatieve studie ACP

2018

Jack et al. A qualitative study of health care professionals' views and experiences of
paediatric advance care planning. BMC Palliat Care 2018;17:93.

Kwalitatieve studie ACP

2020

Lord et al. Assessment of Bereaved Caregiver Experiences of Advance Care Planning
for Children With Medical Complexity. JAMA Netw Open 2020;3:2010337.

Kwalitatieve studie ACP

2017

Lotz et al. "Hope for the best, prepare for the worst": A qualitative interview study on
parents' needs and fears in paediatric advance care planning. Palliat Med
2017;31:764-71.

Kwalitatieve studie ACP
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2019 Mitchell et al. Parental experiences of end of life care decision-making for children
with life-limiting conditions in the paediatric intensive care unit: a qualitative interview
study. BMJ Open 2019;9:2028548.

Kwalitatieve studie ACP

2020 Orkin et al. Toward an Understanding of Advance Care Planning in Children With
Medical Complexity. Pediatrics 2020;145:20192241.

Kwalitatieve studie ACP

"Systematisch gezocht, zie: bijlage 7 zoekverantwoording — search 1
"Systematisch gezocht, zie: bijlage 7 zoekverantwoording — search 2
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3 Evidence tabellen
3.1 Effectiviteit van ACP interventies

Effectivity of Advance Care Planning Interventions

Lyon ME et al. Is it safe? Talking to teens with HIV/AIDS about death and dying: a 3-month evaluation of Family Centered Advance Care (FACE) planning - anxiety,
depression, quality of life. HIV/AIDS Research and Palliative Care. 2010;2:27-37.

Sex (adolescents) —
3-month post

intervention:
. Intervention
group: M:8

(40%). F: 12
(60%)

School and Career
Planning interview

Inventory-Il (BDI-II). Range of scores was 0-63; a score of 0-13 equals minimal depression.

Quality of life:

Quality of life of adolescents and surrogate perception of adolescent quality of life. This was measured by
using 23-item questionnaire:

The paediatric Quality of life inventory

Results (per outcome)
Completion of legal document with treatment preferences at 3 month follow-up (intervention vs.
control):

Study Patient Intervention / Outcomes / Results Comments
characteristics characteristics Control Risk of
bias
Type of study: Number and type of Type of Outcome measures: Strengths:
2-armed, randomized participants: intervention: Completion of legal document with treatment preferences:
controlled clinical trial (diagnosis) Three weekly 60- Completed legal five-wishes document that facilitates the expression of treatment preferences. Limitations:
. Intervention 90 minute Decision to stop extraordinary treatment:
Setting: group: 20 HIV- sessions in family | Adolescent state in the Statement of Treatment Preferences, a document in which treatment preferences of Risk of bias
2 hospital-based infected format. patients and their surrogates are specified. The SoTP documents states what the adolescent/family would A. Selection bias:
outpatient clinics, adolescents Session 1- Lyon want in three situations: Unclear
USA and 20 adult Advance Care 1. Situation 1 — long hospitalization: If | have serious complications from AIDS, such as an overwhelming Reason: Dyads
surrogates Planning infection or pneumonia, so that | was facing a long hospital stay, with many medical treatments AND my | were randomly
Duration: . Control group: Adolescent and chance of living through this complication is low (for example, only 5 out of 100 kids will live), | would assigned to one of
3-month follow-up 18 HIV-infected | Surrogate choose the following: (Whatever my choice, | want to be kept as comfortable as possible). the gropes using
adolescents Versions 2. Situation 2 — functional impairment: If | have AIDS and a serious complication, such as an overwhelming | permuted block
Study years: and 18 adult Session 2 - The infection or pneumonia and have a good chance of living through this complication, but it was expected design. Allocation
2006-2008 surrogates Respecting that | would never be able to walk or talk again, and | would need 24 hour nursing care, | would choose concealment was
Choices Interview the following. (Whatever my choice, | want to be kept as comfortable as possible) not reported
Protocol published in Age (adolescents) — Session 3 - 3. Situation 3 — mental impairment: If | have AIDS and a serious complication, such as an overwhelming
register: 3-month post Completion of The infection or pneumonia and have a good chance of living, but it was expected that | would never know B. Attrition bias:
Protocol of the trial intervention: Five Wishes who | was or who | was with and would need 24 hour nursing care, | would choose the following. low risk
has been registered at | o Intervention (Whatever my choice, | want to be kept as comfortable as possible). Reason: Loss to
www.clinicaltrials.gov group: Type of control: Patients and surrogates chose one of the three options. follow-up was less
Mean (SD): Three weekly 60- e  continue all treatment to keep me alive as long as possible than 90% in both
16.65 (2.11), 90 minute e to stop all efforts to keep me alive; intervention and
Range: 14-21 sessions in family . don’t know. control group. In
yr. format. Anxiety: case, of follow-up
e  Control group: Session 1- Prevalence of anxiety among patients and surrogates. Prevalence was measured using Beck Anxiety Index or drop-out the
Mean(SD): ngelopmental (BAI) , score ranging from 0 to 63, higher scores represent higher symptom level. Score of 0 to 7 is minimal reason was
16.58 (2.38), History. anxiety. mentioned.
Range: 14-21 Session 2 - Safety | Depression:
yr. Tips Session 3- Prevalence of depression among patients and surrogates. Prevalence was measured using) Beck depression | C. Performance

bias

High risk

Reason: Personnel
and participants
were not blinded

D. Detection bias
Unclear
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Control group:

M: 7 (39%) F:
11 (61%)

90% (N=19) vs. 11% (n = 2), (p<0.001) SoTP at 3-month follow-up

Decision to stop extraordinary treatment at 3 month follow-up (intervention vs control)

Percentage of dyads (adolescents and adult surrogates) that decided to stop treatment ‘stop all efforts to
keep me alive’.

Situation 1 - Long hospitalization: 15% (n = 3) vs 6% (n=1), p =0.187

Situation 2 - Functional impairment: 25% (n = 5) vs 28 % (28%), p = 1.000

Situation 3 - Mental impairment: 30% (n =6) vs 17% (n- =3 ), p = 0,528).

Majority chose to continue all treatment.

Anxiety

Mean anxiety scores at baseline (intervention vs control)

Adolescents: 2.76 (95%Cl 1.38—4.60) vs 1.38 (95%CI 0.44-2.84), p = 0.170
Adult surrogates: 1.64 (95%Cl 0.62-3.14) vs 2.51 (95%CI 1.14—-4.41), p = 0.394
Mean anxiety scores at 3-month follow-up (intervention vs control)

Adolescents: 2.48 (95%Cl 1.14—4.34) vs 1.06 (95%CI 0.24-2.45), p =0.149
Adult surrogates: 2.48 (95%Cl 1.20—4.22) 2.35 (95%CI 1.06—4.15), p = 0.901

Depression

Mean depression scores at baseline (intervention vs control)

Adolescents: 7.8 (95%Cl 4.73-11.69) vs 1.27 (95%Cl 0.22-3.17), p = 0.001
Adult surrogates: 2.0 (95%CI 0.66—4.09) vs 3.65 (95%Cl 1.62—6.50), p = 0.261
Mean depression scores at 3-month follow-up (intervention vs control)
Adolescents: 5.06 (95%Cl 2.57-8.39) vs 3.43 (95%CI 1.35-6.45), p = 0.432
Adult surrogates: 2.73 (95%Cl 1.26—4.77) vs 3.29 (95%CI 1.57-5.65), p = 0.676

Mean Quality of Life scores at 3-month follow-up (Intervention vs. control):
Total:
Adolescents: 338.5 (95%CI 321-355) vs. 345.6 (95%CI 327.3-363.1), p = 0.568

Surrogate perception of adolescent quality of life: 324.8 (95%CI 308.4-340.4) vs. 349.3 (95%ClI 333.4-364.6),

p =0.032

Physical:

Adolescents: 93.1 (95%CI 89.4-96.6) vs 93.8 (95%CI 91.3-96.3), p =
Surrogate perception of adolescent quality of life: 92.3 (95%CIl 89.3-95.
0.692

School:

Adolescents: 75.0 (95%Cl 68.4-82.0) vs 77.7 (95%Cl 70.7-85.2), p = 0.589

Surrogate perception of adolescent quality of life: 66.9 (95%CI 60.0-74.1) vs 80.0 (95%Cl 72.1-88.3), p =
0.018

Emotion:

Adolescents: 82.0 (95%CI 74.8-88.6) vs 82.5 (95%CI 74.4-90.0), p = 0.921

Surrogate perception of adolescent quality of life: 74.8 (95%CI 67.2-81.6) vs 85.7 (95%Cl 78.9-92.0), p =
0.029

Social:

Adolescents: 90.3 (95%Cl 86.5-93.9) vs 92.0 (95%CI 88.6-95.2), p = 0.297

Surrogate perception of adolescent quality of life: 91.0 (95%CI 88.0-93.8) vs 92.7 (95%CIl 89.2-95.9), p =
0.297

0.692
1) vs 93.0 (95%Cl 89.7-96.1), p =

Reason: Blinding of
outcome assessors
was not reported in
the article
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Effectivity of Advance Care Planning Interventions

Lyon ME et al. A randomized clinical trial of adolescents with HIV/AIDS: pediatric advance care planning. AIDS Care. 2017;29(10):1287-96.

Longitudinal,
single-blinded,
multi-site
randomized
controlled trial.

Setting:

6 pediatric
hospital-based
HIV-clinics,
located in high
HIV mortality
cities, USA

Duration:
Outcome was
assessed uring
treatment,
session 2 and at
3 month follow-

up

Study years:
July 2010 —
June 2014

Protocol

published in

register:
Not reported

participants:

. Intervention
group: 54
adolescents with
HIV/AIDS and
their surrogates
or families

. Control group: 51
adolescents with
HIV/AIDS and
their surrogates
or families

Baseline

characteristics are

only measured for
adolescents.

Age (adolescents):

. Intervention
group:

Mean (SD): 17,9
(1,88), Range:
14-21 yr.

. Control group:
Mean(SD): 17,7
(1,99), Range:
14-21 yr.

Sex (adolescents):

. Intervention
group: M: 29
(53,7%). F: 25
(46,3%)

. Control group: M:
26 (51,0%). F: 25
(49,0%)

No significant
differences existed
between intervention

Three sixty minute sessions
scheduled one week apart.
Session 1 - Lyon Family
Centered ACP Survey:
Assessment of values,
beliefs, and life experiences
with illness and EOL care.
Session 2 - Respecting
Choices: A facilitated pACP
conversation with the
adolescent and family about
the medical condition,
complications, fears, hopes
and experiences. SoTP is
used to encourage dialogue
about goals and values.
Session 3 — five wishes: A
legal advanced directive
document was placed in the
medical record.

Type of control:

Session 1 - developmental
history: Structured interview
on the developmental history
of the adolescent.

Session 2- Safety tips:
Counselling on safety
information for the
adolescent and family such
as using a seat belt and
having a smoke detector at
home.

Session 3 - Nutrition and
exercise: Counselling on
nutrition and exercise

Congruence in EOL treatment preferences

Treatment preferences were determined in the Statement of Preference (SoTP). This document was
used both intervention and control group immediately following the pACP conversation in week 2 and 3
months post-intervention. The SoTP documents what the adolescent/family would want in three
situations

1. Long hospitalization with many procedures and low survival

2. Functional impairment, never able to walk and talk

3. Mental impairment, never knowing who you are

There were three answer options for each situation:

e  continue all treatment to keep me alive as long as possible

e to stop all efforts to keep me alive;

e don't know.

Agreement to give family leeway
Adolescents were asked if they wished to grant their family leeway: ‘strictly follow my wishes’ or ‘do
what the family thinks is best at the time.

Results (per outcome)

PABAK (prevalence Adjusted bias adjusted kappa) was used to assess adolescent/family congruence
in EOL treatment preferences (see 3 answer options) by situation (see 3 situations).

0: no agreement

0-0.19: slight agreement

0.2-0.39: fair agreement

0.4-0.59: moderate agreement

0.6-0.79: substantial agreement

0.8-1: almost perfect agreement

Congruence in EOL treatment preferences post-session 2

. Situation 1: Intervention: PABAK = 0.688, Control: PABAK = 0.335,

. Situation 2: Intervention = PABAK = 0.687, Control: PABAK = 0.029

. Situation 3: Intervention = PABAK = 0.717, Control: PABAK = 0.341

Congruence in EOL treatment preferences was substantial (PABAK was approximately 0.70) among
pACP dyads for all three disease-specific situations

immediately post-intervention and negligible among control dyads.

Congruence in EOL treatment preferences at 3 month follow-up

. Situation 1: Intervention = PABAK =0.599, Control: PABAK = 0.34

e  Situation 2: Intervention = PABAK = 0.318, Control: PABAK = 0.031

. Situation 3: Intervention = PABAK = 0.419, Control: PABAK = 0.328

Though the congruence level decreased 3-months post intervention, PABAK values still remained at
moderate

level (40< = PABAK < 60) for the high burden and mental

Study Patient Intervention / Control Outcomes / Results Comments

characteristics characteristics Risk of
bias

Type of study: Number and type of Type of intervention: Outcome definitions Strengths:

Randomization
minimized the risk of
selection bias

SoTP is a useful tool
for stimulating
adolescent to
engage in
conversations

Limitations:
Selection bias may
exist with those
enrolled in the study
likely representing
individuals most
comfortable
discussing HIV and
pACP..

Sample size was too
small to identify any
patterns in the
change in
congruence over
time.

The black and white
p ACP choices on
the SoTP do not
reflect the more
nuanced choices.

Risk of bias

A. Selection bias:
Unclear

Reason: Unclear
how dyads were
randomized and
whether allocation
was blinded

B. Attrition bias:
High risk
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and control
adolescents.’

impairment situations, while it was fair (PABAK = 0.32)

for the functional impairment situation. In contrast, congruence among control dyads was fair for the
high burden and mental impairment situations (PABAK < 0.35)

immediately post-intervention, and remained at the same

level three months later. There was almost no congruence

(PABAK was about 0.03) among the control dyads for the

functional impairment situation at both time points.

Agreement per answer option (Intervention vs control):
Post-Session 2
. Situation 1 — long hospitalization
Total agreement: N(%): 38 (79.2%) vs 25 (55.5%)
o  ‘continue treatment: N(%): 28 (58.3%) vs 24 (53.3%)
o  ‘discontinue treatment’: N(%): 7(14.6%) vs 0 (0%), p = 0.013
o ‘don’t know’: N(%):3 (6.3%) vs 1 (2.2%)
. Situation 2 — functional impairment
Total agreement: N(%): 38 (79.2%) vs 16 (35.5%)
o  ‘continue treatment: N(%): 30 (62.5%) vs 10 (22.2%)
o ‘discontinue treatment’: N(%): 6 (12.5%) vs 2 (4.4%), p = 0.269
o  ‘don’t know’: N(%):2 (4.2) vs 4 (8.9%)
. Situation 3 — mental impairment
Total agreement: N(%): 39 (81.2%) vs 25 (55.5%)
o  ‘continue treatment: N(%): 24 (50.0%) vs 19 (42.2%)
o  ‘discontinue treatment’: N(%): 11 (22.9%) vs 2 (4.4%), p = 0.015
o ‘don’t know’: N(%):4 (8.3) vs 4 (8.9%)
Agreement per answer option (Intervention vs control):
3 month follow-up
e  Situation 1 —long hospitalization
Total agreement: N(%): 29 (70.8%) vs 22 (53.7%)
o  ‘continue treatment: N(%): 25 (61%) vs 20 (48.8%)
o  ‘discontinue treatment’: N(%): 4(8.9%) vs 0 (0%)
o  ‘don’t know’: N(%):0 (0%) vs 2 (4.9%)
. Situation 2 — functional impairment
Total agreement: N(%): 22 (55.0%) vs 18 (44.0%)
o  ‘continue treatment: N(%): 13 (32.5%) vs 12 (29.3%)
o  ‘discontinue treatment’: N(%): 8 (20.0%) vs 2 (4.9%)
o  ‘don’t know’: N(%):1 (2.5) vs 4 (8.9%)
. Situation 3 — mental impairment
Total agreement: N(%): 25 (61.0%) vs 22 (53.7%)
o  ‘continue treatment: N(%): 14 (34.2%) vs 17 (41.5%)
o  ‘discontinue treatment’: N(%): 8 (19.5%) vs 3 (7.3%)
o ‘don’t know’: N(%):3 (7.3) vs 2 (4.9%)
Agreement to give family leeway (intervention vs control)
Agreement to give family leeway was higher in intervention than control-arm
Post-Session 2
62.5% vs. 45.7%, p=0.1012

3 month follow-up
68% - 51%, p=0.13

Reason: 3-month
follow-up was
assessed for less
than 90% in each
treatment arm (75-
80%).

C. Performance bias
High Risk

Reason: Personnel
and participants
were not blinded

D. Detection bias
Unclear

Reason: Blinding of
outcome assessors
was not reported in
the article
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Effectivity of Advance Care Planning Interventions

Setting:
Not reported

Duration:
Outcomes were
assessed at 5
time points:
baseline,
Sessions 1
through 3, and 3-
month follow-up

Study years:
January 17,

2011 — March
29, 2012

Protocol
published in

reqgister:
(clinicaltrials.gov
/ WHO register)

adolescents with
cancer and 17
surrogates or
families

. Control group: 13
adolescents with
cancer and 13
surrogates or
families

Age

e  Adolescents (n =
30)
Mean: 16.3 yr.,
Range: 14-21

e  Surrogates
(n=30)
Mean: 46.0 yr.,
Range: 22-62)

Sex:

e  Adolescents (n =
30)
M: 18 (60%), F:
12 (40%)

. Surrogates
(n=30)
M: 2 (7%), F: 28
(93%)

Centered ACP Survey:
Assessment of values,
beliefs, and life experiences
with illness and EOL care.
Session 2 - Respecting
Choices: A facilitated ACP
conversation with the
adolescent and family about
the medical condition,
complications, fears, hopes
and experiences. SoTP is
used to encourage dialogue
about goals and values
Session 3 - Completion of
The Five Wishes:
Adolescent completed Five
wishes a legal advanced
directive.

Type of control:
Standard Care + information

Participants received a
brochure with information on
ACP at baseline.
Assessment were
administered at the same
time 5 points in time
(baseline, session 1, session
2, session 3, 3-month follow-

up.

months post-intervention. The SoTP documents what the adolescent/family would want in six situations

1. Long hospitalization stay with many treatments and chance of living through this complication is
low.

2. Cancer has spread and treatments will extend my life by no more than 2 to 3 months, side effects
of treatment are serious

3. Functional impairment, never able to walk and talk, need of 24h nursing care

4. Mental impairment, never knowing who you are, need of 24h nursing care

5. 1 want cardiopulmonary resuscitation attempted unless my physician determines any one of the
following: | have an incurable iliness or injury and am dying

6. Mechanical ventilation

There were three answer options for each situation:

1 continue all treatment to keep me alive as long as possible

2 to stop all treatment to prolong my life;

3 don’'t know.

Decisional conflict

Degree of uncertainty about course of action. This was assessed by the decisional conflict scale which

consists of 3 subscales on a 5-point Likert scale ranging from 1 (strongly disagree) to 5(strongly

agree).

Quality of Participant-Interviewer Communication

This was measured during session 2,3 and 4 for both adolescents and families independently. ltems

were scored on a on a 5-point Likert scale ranging from 1 (definitely no) to 5(definitely yes).

Results (per outcome)

Treatment preference congruence (Intervention vs control):

K coefficients assessed chance-adjusted agreement between surrogate and adolescent responses,
and difference in K coefficients between conditions was tested.

Situation 1: K=0.59 vs K =-0.13; p = 0.001

Situation 2: K= 0.6 vs K =-0.06; p < 0.001

Situation 3: K=0.89 vs K=0.11; p < 0.001

Situation 4: K= 0.63 vs K=0.19; p < 0.001

Situation 5: K=0.34 vs K=-0.03; p = 0.12;

Situation 6: K= 1.00 vs K =-0.00; p < 0.001

Agreement per answer option (overall agreement, continue treatment/discontinue treatment,
don’t know (Intervention vs control):
e  Situation 1 —long hospitalization

Overall agreement:

N (%), 14 (82%) vs 9 (69%), p = NS, OR =21

Lyon ME et al. Family-centered advance care planning for teens with cancer. Jama, Pediatr. 2013;167(5):460-7.
Study Patient Intervention / Control Outcomes / Results Comments
characteristics characteristics Risk of

bias
Type of study: Number and type of Type of intervention: Outcome definitions: Strengths:
Two-group participants: Three weekly 60 minute Treatment preference congruence Randomized
randomized . Intervention sessions in family format. Treatment preferences were determined in the Statement of Preference (SoTP). This document was controlled trial of a
controlled trial group: 17 Session 1 - Lyon Family- used both intervention and control group immediately following the pACP conversation in week 2 and 3 | reproducible EOL

intervention.

Limitations:

(Study funding/
Conflict of interest
reported)

Risk of bias

A. Selection bias:
low risk

Reason: Computer
triggered
randomized was
used to create
groups. Both
participants and
personnel were
blinded until
baseline
assessment were
completed.

B. Attrition bias:
Low risk

Reason: Outcome
was assessed for
100% of
participants in the
intervention and
control group.

C. Performance
bias

High risk

Reason: Personnel
and participants
were not blinded

D. Detection bias
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o  ‘continue treatment’: N(%): 11 (65%) vs 9 (69%) unclear

o ‘Limit treatment: N(%): 1 (6%) vs 0 (0%) Reason:

o ‘don’t know’: N(%):2 (12%) vs 0 (0%) Blinding of
. Situation 2 — treatments would extent my life outcome

Overall agreement: assessors

N (%): 14 (82%) vs 4 (31%), p < 0.05, OR = 10.5 was not

o  ‘continue treatment’: N(%): 10 (59%) vs 3 (23%) reported in

o ‘Limit treatment’: N(%): 3(18%) vs 0 (0%) the article

o ‘don’t know’: N(%): 1 (6%) vs 1 (6%)
. Situation 3 — functional impairment
Overall agreement:
N (%): 16 (94%) vs 7 (54%), p < 0.05, OR = 13.7
o  ‘continue treatment’: N(%): 10 (59%) vs 7 (54%)
o ‘Limit treatment’: N(%): 2(12%) vs 0 (0%)
o ‘don’t know’: N(%): 4 (24%) vs 0 (0%)
. Situation 4 — mental impairment
Overall agreement:
N (%): 13 (76%) vs 6 (46%), p = NS, OR = 3.8
o  ‘continue treatment’: N(%): 7 (41%) vs 4 (31%)
o ‘Limit treatment’: N(%): 2 (12%) vs 2 (15%)
o ‘don’t know’: N(%): 4 (24%) vs 0 (0%)
. Situation 5 — attempting cardiopulmonary resuscitation
Overall agreement:
N (%): 11 (65%) vs 7 (54%), p = NS, OR = 1.6
o  ‘continue treatment’: N(%): 5 (29%) vs 2 (15%)
o  ‘Limit treatment’: N(%): 6 (35%) vs 5 (38%)
o ‘don’t know’: N(%): 0 (0%) vs 0 (0%)
e  Situation 6 — mechanical ventilation
Overall agreement:
N (%): 17 (100%) vs 10 (83%), p = NS, OR > 20
o  ‘continue treatment’: N(%):16 (84%) vs 10 (83%)
o ‘Limit treatment’: N(%): 1 (6%) vs 0 (0%)
o ‘don’t know’: N(%): 0 (0%) vs 0 (0%)

Agreement to give family leeway (intervention vs control)
After completing the statement of treatment preferences,
adolescents were asked how strictly they wanted

their surrogate to follow their wishes. , “Do what he/she
thinks is best at the time, considering my wishes,”

100% vs 62%, p 00.009

Decisional conflict
Adolescents in the intervention group thought they were better in formed about EOL decisions than the
control group.

Quality of Participant-Interviewer Communication during intervention
In both groups there was no change in quality of communication occurred. There was no significant
difference between the intervention and control group
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| No adverse events occurred.
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Effectivity of Advance Care Planning Interventions

Lyon ME, Jacobs S, Briggs L, Cheng YI, Wang J. A longitudinal, randomized, controlled trial of advance care planning for teens with cancer: anxiety, depression, quality of
life, advance directives, spirituality. J Adolesc Health. 2014 Jun;54(6):710-7. doi: 10.1016/j.jadohealth.2013.10.206. Epub 2014 Jan 7. PMID: 24411819.

Duration:
Outcomes were
assessed at 5
time points:
baseline,
Sessions 1
through 3, and 3-
month follow-up

Study years:
January 17,

2011 — March
29, 2012

Protocol
published in

register:
(clinicaltrials.gov
/ WHO register)

families

. Control group: 13
adolescents with
cancer and 13
surrogates or
families

Age

e Adolescents (n =
30)
Mean: 16.3 yr.,
Range: 14-21

e  Surrogates (n=30)
Mean: 46.0 yr.,
Range: 22-62)

Sex:

e  Adolescents (n =
30)
M: 18 (60%), F: 12
(40%)

e  Surrogates (n=30)
M: 2 (7%), F: 28
(93%)

of values, beliefs, and
life experiences with
illness and EOL care.
Session 2 -
Respecting Choices: A
facilitated ACP
conversation with the
adolescent and family
about the medical
condition,
complications, fears,
hopes and
experiences. SOTP is
used to encourage
dialogue about goals
and values

Session 3 -
Completion of The
Five Wishes:
Adolescent completed
Five wishes a legal
advanced directive.

Type of control:
Standard Care +

information
Participants received a
brochure with
information on ACP at
baseline. Assessment
were administered at
the same time 5 points
in time.

of symptoms of anxiety over the past week.

Clinical score interpretation of levels of anxiety:

e  0-7: minimal anxiety;

e  8-15: mild anxiety;

. 16 — 25: moderate anxiety;

e 26 - 63: severe anxiety

Depression (adolescents):

Beck Depression Inventory - I, (21 item questionnaire rated with 4 point Likert scale) was used to assess
presence of symptoms of depression over the past week.

Clinical score interpretation of levels of anxiety:

e  0-13: minimal depression;

. 14 — 19: mild depression;

e 20 - 28: moderate depression;

e 29 -63: severe depression

Health-Related Quality of life

Pediatric Quality of Life Inventory 4.0 Generic Core Scales (23 item questionnaire) was used to measure
health related quality of life on physical, emotional, social and school domain).

The Integrated Pediatric Quality of Life Cancer-specific Module measured cancer symptoms.

Higher scores indicated better quality of life.

Spiritual wellbeing

Spiritual Well-Being Scale of the Functional Assessment

of Chronic lliness Therapy Version 4 (23 item questionnaire) was used to assess existential aspects of
spirituality. Two subscales were meaning/peace and faith.

The higher the score, the better the spiritual well-being.

Advance directive

Filling in Five wishes Advance Directive

Results (per outcome)

Feasibility

72% of eligible families enrolled (Note Marijke: those whom declined were not included in this sum)
Attendance all there sessions:: 100% of include participants

Retention 3 months:; 93%

Completeness of data 3 months: 100% of 56Participants who completed follow up.

Study Patient characteristics | Intervention / Control | Outcomes / Results Comments
characteristics Risk of
bias

Type of study: Number and type of Type of intervention: Outcome definitions: Strengths:
Two-group participants: Three weekly 60 Satisfaction
randomized (diagnosis) minute sessions in Satisfaction was assessed using the Satisfaction Questionnaire (developed and pilot-teted for the FACE Limitations:
controlled trial . Intervention group: | family format. protocol with HIV-positive adolescents). Questionnaire consisted of 13 items, answered on a 5-point Likert No conflict of

17 adolescents Session 1 - Lyon scale (strongly disagree to strongly agree). Higher scores indicate higher satisfaction. interests
Setting: with cancer and 17 | Family-Centered ACP | Anxiety (adolescents):
Not reported surrogates or Survey: Assessment Beck Anxiety Inventory (21 item questionnaire rated with 4 point Likert scale) was used to assess presence | Risk of bias

A. Selection bias:
low risk

Reason: Computer
triggered
randomized was
used to create
groups. Both
participants and
personnel were
blinded until
baseline
assessment were
completed.

B. Attrition bias:
low risk

Reason: outcome
assessment >90*

C. Performance
bias

High risk

Reason: Personnel
and participants
were not blinded

D. Detection bias
unclear

Reason:

Blinding of
outcome
assessors

was not
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Satisfaction (intervention)

Adolescents: Adolescent: Adolescents worthwhile ratings increased over time: Session 1 = 65%, Session
2= 71%, Session 3 = 88-94%

Adult surrogates: All adult surrogates (100%) rated the three sessions as worthwhile

Mean (SD) anxiety scores (intervention vs control)
(according to generalized estimating equation model)
Baseline

Adolescents: 6.8 (8.2) vs 9.8 (10.0)

Adult surrogates: 3.4 (3.4) vs 4.3 (8.6)

3 month follow-up

Adolescents: 2.6 (2.2) vs 4.0 (3.20), B =- 3.1, p = 0.3542)

There was no significant difference in anxiety scores of adolescents over time between intervention and
control group

Adult surrogates: 4.0 (5.1) vs 3.5 (8.7), B =- 0.9, p = 6973)
There was no significant difference in anxiety scores of adult surrogates over time between intervention
and control group

Mean (SD) anxiety scores (Baseline vs 3-month follow-up)

(according to generalized estimating equation model)

Adolescents

Intervention: 6.8 (8.2) vs 2.6 (2.2), B =-5.6; p =0.0212

Control: 9.8 (10.0) vs 4.0 (3.2), B =-5.6; p=0.0212

Anxiety scores of adolescent (3 month follow up - baseline)

Anxiety scores of adolescents significantly decreased in both intervention and control group over time.
Adult surrogates

Intervention: 3.4 (3.4) vs 4.0 (5.1), p=NS

Control: 4.3 (8.6) vs 3.5 (8.6), 3 =-1.2, P =0.0314

The anxiety of surrogates score dropped significantly in the control group but
increased in families in the intervention group

Mean (SD) depression scores (intervention vs control)
(according to generalized estimating equation model)
Baseline

Adolescents: 5.5 (4.8 )vs 10.9 (8.1)

Adult surrogates: 5.4 (6.6) vs 5.8 (5.8)

3 month follow-up

Adolescents: 6.3 (5.3) vs 4 7.4 (4.3), B =- 5.4, p = 0.0268

Intervention group had a significantly lower depression score at baseline and 4 month follow-up as
compared with controls.

Adult surrogates: 5.3 (7.7) vs 5.3 (8.0), 3 =- 0.4, p = 0.8424

There was no significant difference in depression scores of adult surrogates between intervention and
control group.

Mean (SD) depression scores (baseline vs 3 month follow-up)

reported in
the article
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(according to generalized estimating equation model)

Adolescents

Intervention: 5.5 (4.8) vs 6.3 (5.3),

Control: 10.9 (8.1) vs 7.4 (4.3)

There was no significant difference in depression scores over time between intervention and control group
B =-3.0, p=0.1007

Adult surrogates

Intervention:: 5.4 (4.8 vs 5.3 (7.7), p= NS

Control: 5.8 (5.8) vs 5.3 (8.0), P = NS

There was no significant difference in depression scores over time between intervention and control group
B =-0.9 p=0.5357

Mean (SD) Quality of life scores (intervention vs control)
(according to generalized estimating equation model)
Baseline

Adolescents: 71.9 (17.4) vs 68.7 (17.4)

adult surrogates perception of adolescents’ QoL:

68.9 (18.9) vs 61.7 (16.3)

3 month follow-up
Adolescents: 77.2 (13.4) vs 4 76.2 (10.4)), B = 3.1, p = 0.6123

There was no significant difference in Quality of life scores of adolescents at baseline and 3 month follow-
up between intervention and control.

Adult surrogates perception of adolescents’ QoL:

74.7 (15.8) vs 66.9 (11.1), 3 =7.2, p = 0.2475

There was no significant difference in Adult surrogates perception of adolescents’ QoL at baseline and 3
month follow-up between intervention and control.

Mean (SD) Quality of Life scores (baseline vs 3 month follow-up)

(according to generalized estimating equation model)

Adolescents

Intervention: 71.9 (17.4) vs 77.2 (13.4), P = NS

Control: 68.7 (17.4) 76.2 (10.4), p = NS

Intervention vs control (over time): 3 =5.9, p=0.1123

There was no significant difference in Quality of Life in adolescents scores over time between intervention
and control group

Adult surrogates perception of adolescents’ QoL Intervention: 68.9 (18.9) vs 74.7 (15.8)

Control: 61.7 (16.3) vs 66.9 (11.1)

Intervention vs control (over time): B =7.2, P =.2475

There was no significant difference in adult surrogates perception of adolescents’ QoL over time between
intervention and control group

Mean (SD) spirituality scores in adolescents (baseline vs 3-month follow-up)

Total

Intervention: 78.9 (13.1) vs 78.2 (8.1),

Control: 70.8 (7.8) vs 67.2 (14.3)

Intervention vs control (over time): = 8.1, p =.0296.

Intervention group was higher at baseline and 3 month follow-up, compared to control.
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Peace subscale

Intervention: 28.2 (3.8) vs 27.6 (3.6), p = NS

Control: 24.4 (5.5) vs 25.4 (4.0), P = NS

Intervention vs control (over time): B = 3.9, p =.0239

Intervention group was higher at baseline and 3 month follow-up, compared to control.

Faith subscale

Intervention: 13.2 (4.0) vs 12.2 (4.4), p = 0.466

Control: 11.8 (3.7) vs 9.9 (4.9), p = 0.446

Faith subscale scores dropped significantly from baseline to 3 month follow-up

Intervention vs control (over time): B = 3.1, p =0.3286, there’s no difference between intervention groups.

Completion of legal document with treatment preferences at 3 month follow-up (intervention vs.
control):
100% vs 0%

3.2 Belemmerende en bevorderende factoren van ACP en gezamenlijke besluitvorming
3.2.1 Advance Care Planning

Barriers and facilitators of shared decision-making and Advance Care Planning

Beecham et al. Keeping all options open: Parents' approaches to advance care planning. Health Expect 2017;20:75-684.

Study design Patient and relevant characteristics | Relevant results (per outcome) Additional remarks
& main study objective
Study design Number and type of participants: Outcome definition: Strengths:
Open-ended, semi- Outcome 2: periods in the iliness and child’s condition when decisions . Inclusion of perspectives from parents of children
structured interviews. 18 parents were made with a range of LLCs, both deceased and alive
All parents were invited for | ¢ 9 parents whose child was Outcome 3: involvement in decision making
a second interview, 12 currently receiving palliative care Outcome 4: factors identified by parents as contributing to decisions about | e The follow-up interview allowed researchers,
weeks later. e 9 bereaved parents whose child the child’s care and treatment guided by emerging data, to explore and
had received palliative care Outcome 5: helpful ways to support parents when making decisions about understand the decision making process in more
Main study objective Children had following diagnoses: | the child’s care and treatment depth
To investigate how o 10 neurologic
parents of children and o 2 metabolic Results Limitations:
young people with LLCs o 2 oncologic Outcome 2: periods in the illness and child’s condition when . Sample was limited to the families of 18 children,
approach and experience o 1 gastroenterological decisions were made and in most cases only the mother participated
ACP. o 1 immunologic Facilitators perceived by parents
o 1 respiratory . Many parents’ narratives indicated a desire to keep options open. . Selection bias due to non-invitation of eligible

Additional study o 1 chromosomal abnormality Stating they would decide at the time or by agreeing to limit treatment families, because clinicians were more likely to
characteristics with the knowledge they could change their mind later. invite families they knew well and have a “good”
UK; 2012-2013; principles | Age: Barriers perceived by parents relationship with
of grounded theory, (mean, median, range) e  Parents reported that it was difficult to visualize the likely
including both inductive Parents: not reported consequences of limiting treatment. e  Sample has been drawn from a caseload of a
and deductive coding e  Parent mentioned that making decisions about future treatment was specialist paediatric palliative care team for whom

Children of interviewed parents difficult because their way of thinking care or treatment were ACP is a recognized aim of their practice; this

e  0-1years (n=2) may not be so in different settings
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. 1-4 years (n=2)
e  4-12 years (n=6)
. 12-17 years (n= 8)

Sex:

(N (%))

Parents

Mother=13 (72.2%); father=2 (11.1%);
both=3 (16.7%)

Children of interviewed parents
F=9 (50%); M=9 (50%)

Ethnicity:
Not reported

Religious preference:
Not reported

Level of education:
Not reported

Other:

Number of interviews with researcher
. 1 interviews (n=6)

e  2interviews (n=11)

. 3 interviews (n=1)

hypothetical, and their preferences might change in the future as
circumstances altered.

Outcome 3: involvement in decision making

Barriers perceived by parents

. Parents mentioned that sometimes HCPs asked them to make a
particular decision, but parents did not always want the HCP to
involve them in decision making.

. Sometimes parents were happy to go along with the recommendation
given by the HCP(s), or the HCP(s) went along with the parents’
preference. Other times, parents and HCPs jointly weighed the
benefits and risks of different options.

Outcome 4: factors identified by parents as contributing to decisions

about the child’s care and treatment

Barriers perceived by parents

. Parents reported conflicted feeling about decisions about limitation of
treatment, since they did not want their child to suffer, but also
wanted to do everything possible to try to increase the length of their
child’s life.

e  8/18 parents feel like they did not had much choice with regard to
feeding options (e.g. because their child had a NG tube fitted directly
after birth)

Facilitator perceived by parents

e  8/18 parents reported accepting clinicians advice after receiving a
strong advice from them regarding limiting treatment, despite
misgivings.

Outcome 5: helpful ways to support parents when making decisions

about the child’s care and treatment

Facilitators perceived by parents

e All parents prominently mentioned the interaction between clinicians
and parents, including the need for clinicians to understand the bigger
picture of the life of the child and the wider family, rather than simply
focusing on treating a particular symptom.

. Parents stated the importance of clinicians understanding the need
for them to take professional control at certain times and provide
practical help.

. Parents suggested the need for clinicians to give parents sufficient
time to make decisions, allowing them time to adjust to their child’s
diagnosis and prognosis.

. Parents mentioned it would be helpful to have more information about
treatment options and likely outcomes.

Study funding

No specific grant, but was supported by the National
Institute for Health Research Biomedical Research
Centre at Great Ormond Street Hospital for Children
NHS Foundation Trust and University College London

Risk of bias

Aim and appropriateness of qualitative evidence:

Low risk

Reason: Aim is clearly described, qualitative method is
appropriate.

Rigour in study design or validity of theoretical
approach

Low risk

Reason: Study uses principles of grounded theory as
described by Hennink, Hutter and Bailey as a
theoretical approach.

Sample selection

High risk

Reason: Purposive sampling was used to select
participants. Influence of an interviewer-participant
relationship is minimal.

Data collection

Low risk

Reason: Method of data collection is clearly described
and adequate.

Data analysis
Unclear

Reason: Analytical process was described. It is
unclear whether theme saturation was achieved.

Results

Low risk

Reason: Reasoning behind results is given. Results
are credible.
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Barriers and facilitators of shared decision-making and Advance Care Planning

Edwards et al. Decisions for long-term ventilation for children: perspectives of family members. Ann Am Thorac Soc 2020;17:72-80.

Semi-structured interviews
using an open-ended
interview guide in-person
or over-the-phone

Main study objective
Assess what families with
children with chronic
respiratory failure and life-
limiting conditions need
and want for informed
decision-making

Additional study
characteristics

United States; 2015-2017;
thematic approach based
on framework analysis

44 parents of 43 children:

. 18 contemporaneous invasive LTV decision-makers

. 10 contemporaneous non-invasive LTV decision-
makers

e 8 formerinvasive LTV decision-makers

. 8 former non-invasive LTV decision-makers

1 young woman using invasive LTV
1 adolescent girl being initiated on non-invasive LTV

Age:

(mean, median, range)

Parents

Median: 35.5 years (IQR: 29-41.5)

Children of parental decision-makers (median (range))

. Contemporaneous invasive LTV: 11 months (2
months-16 years)

. Contemporaneous non-invasive LTV: 4.5 years (5
months-16 years)

e  Formerinvasive LTV: 4 years (6 months-20 years)

e  Former non-invasive LTV: 8.5 years (22 months-18
years)

Sex:

(N (%))

Parents

F=34 (77.3%), M=10 (22.7%)

Children of parental decision-makers

e  Contemporaneous invasive LTV: F=10 (58.8%),
M=7 (41.2%)

e  Contemporaneous non-invasive LTV: F=4 (40%),
M=6 (60%)

e  Formerinvasive LTV: F=5 (62.5%), M=3 (37.5%)

e  Former non-invasive LTV: F=3 (37.5%), M=5
(62.5%)

Ethnicity:

Parents:

e White (n=28)

. Black or African American (n=8)

Outcome 1: Parents’ emotional and psychological experience
with decision-making

Outcome 2: Parents’ informational needs

Qutcome 3: Parents’ communication and decision-support
needs

Outcome 4: Parents’ views on the option not to initiate

Results

Outcome 1: Parents’ emotional and psychological

experience with decision-making regarding LTV

Barriers

. 7/44 parents felt that there was no decision to be made
because supporting their child’s breathing or preserving
their life was the “only” option to them, and not doing so
was unimaginable.

. 15/44 parents describe as difficult, as if there were no
great options and they had to choose between substantial
downsides.

. 3 parents said that their first response was to reject LTV
and/or deny their child’s situation.

. Majority of the parents felt devastated by their child’s
condition and/or tremendously stressed about their
decision on LTV because:

o they felt like they did not receive the desired
information

o they worried about downsides of LTV for their
child

Facilitators

Parents had various approaches to manage stress in decision-

making

e  5/44 parents put their faith in a higher power. This higher
power would guide their decision-making or dictate how
things should be

e  4/44 parents wanted providers’ opinions and suggestions
about everything, including what would be the best option
for their child

e  Several parents drew emotional support from other family
members

e  4/44 parents recommended that other parents trust their
own intuition and experience regarding their child, even
sometimes over those of medical professionals.

Study design Patient and relevant characteristics Relevant results (per outcome) Additional remarks
& main study objective
Study design Number and type of participants: Outcome definition: Strengths:

This study is the first to interview parents of
children with CRF and life-limiting
conditions to assess their decisional needs
regarding LTV.

Limitations:

We used convenience sampling and, while
we tried to recruit all eligible parents, 16%
of those approached could not be
interviewed.

Despite achieving thematic saturation for
decision-makers who would choose LTV,
our sample may not be representative of all
caregivers in this group.

We were only able to interview one parent
who declined LTV, so it is highly likely that
additional information could be gleaned
from interviewing more such parents.

It was not possible to interview all
contemporaneous decision-makers at the
same stage of decision-making. We did
interview them either before their child
underwent tracheotomy or discharge of
their child using non-invasive LTV.

While a sizeable number of children are
represented in the study and all had CRF
and a life-limiting condition, they were
heterogeneous in terms of their conditions,
severity, and functional abilities. Such
characteristics may affect decisional needs
and how parents view and approach their
decisions.

We did not address the informational needs
of parents with children with CRF but
without life-limiting conditions.
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e  Asian(n=5)
e  Native Hawaiian or other Pacific Islander (n=1)
. Hispanic/Latino (n=21)

Religious preference:
Parents:

e  Christianity (n=28)
e Judaism (n=5)

e Islam (n=4)

. Hinduism (n=2)

e  Buddhism (n=1)

e  Wiccan (n=1)

e None (n=3)

Level of education:

Parents:

. Some high school (n=7)

. High school/GED degree (n=12)

e  Associate’s degree (n=6)

e  Some undergraduate (n=7)

e  Bachelor’s degree (n=9)

. Some graduate (n=1)

e  Master's/PhD/professional degree (n=2)

Other:

Primary reason for CRF
Contemporaneous invasive LTV:

e  Central hypoventilation (n=6)

e Ventilatory muscle weakness (n=4)
. Chronic pulmonary disease (n=7)
(Previously used NIV LTV (n=3))

Contemporaneous non-invasive LTV:

e  Central hypoventilation (n=3)

e  Ventilatory muscle weakness (n=6)
e Chronic pulmonary disease (n=1)

Former invasive LTV:

e  Central hypoventilation (n=5)

e Ventilatory muscle weakness (n=2)
. Chronic pulmonary disease (n=1)
(Previously used NIV LTV (n=1))

Former non-invasive LTV:
e  Central hypoventilation (n=5)
e Ventilatory muscle weakness (n=3)

Outcome 2: Parents’ informational needs

Facilitators

e  40/44 emphasized the importance of knowing everything
about their child’s condition(s) and LTV, regardless if the
information was upsetting or not. As they needed this to
make a well-informed decision for their child and to be
prepared for the future

e 4/44 parents acknowledged that they preferred to receive
only positive messages (e.g., the benefits of LTV) or did
not want to hear negative information (e.g., the risks of
LTV) unless it was specifically relevant to a decision at
hand.

Outcome 3: Parents’ communication and decision-support
needs

Facilitators

Following provider practices/qualities regarding communication
were considered helpful by contemporaneous decision makers
(n =28)

e  Being honest. 9/28

e  Allowing time for processing information and asking
questions. 9/28

Being tactful and using sensitive language. 9/28

Being supportive. 5/29

Share information before decisions or crises. 4/28

Using lay language 4/28

Using interpreters for non-English speakers 3/28

3/16 former decision makers wanted their child to be informed
as much as possible

Barriers

Following communication practices were considered unhelpful

by contemporaneous decision makers.

. Information concerning child’s diagnosis or prognosis was
insufficient, lacked detail on LTV or was not provided
timely. 14/28

. Pressure to make a decision. 9/28

. Frequent changing of medical providers hindered
communication or decision-making. 4/28

. Some parents felt their child was depersonalized because
of negative attitudes and statements about the child.

Outcome 4: Parents’ views on the option not to initiate
e  All families should be offered the full range of options,
also to not initiate LTV. 1/16 former decision-makers

e  While two investigators performed thematic
coding independently, we did not assess
interrater reliability as discrepancies were
rare and neither coder emerged as
dominant.

Study funding
National Institutes of Health K23 grant.

Risk of bias

Aim and appropriateness of qualitative evidence:
Low risk

Reason: Aim is clearly described, qualitative
method is appropriate.

Rigour in study design or validity of theoretical
approach

Low risk

Reason: Theoretical framework is based upon
knowledge on LTV for children with chronic
respiratory failure identified in previous studies.

Sample selection
Unclear

Reason: Convenience sampling was used to
select participants. Interviewer-participant
relationship unclear.

Data collection

Low risk

Reason: Data collection method i.e. place,
interviewer were described. Duration of the
interview was not reported.

Data analysis
Low risk

Reason: Data analysis was described in detail
and done using framework analysis. Thematic
saturation was reached.

Results

Low risk

Reason: Reasoning behind results is given.
Results are credible.
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Barriers and facilitators of shared decision-making and Advance Care Planning

Edwards et al. Decisions around Long-term Ventilation for Children. Perspectives of Directors of Pediatric Home Ventilation Programs. Ann Am Thorac Soc 2017;14:1539 47.
Study design Patient and relevant | Relevant results (per outcome) Additional remarks
& main study objective characteristics
Study design Number and type of Outcome definition: Strengths:
In-depth, semi-structured participants: Outcome 1: Information e  This study is the first to assess how directors of paediatric
interviews over the (diagnosis) Outcome 2: Decision-making process home ventilation programs, whose role is to longitudinally
phone using an open-ended | 15 care for these children and to be routinely involved in these
interview guide directors/codirectors Results decisions, facilitate decision-making around LTV.

of paediatric home Outcome 1: Information
Main study objective ventilation programs Facilitators perceived by directors Limitations:
Assess how directors of at children’s hospital e  Beyond explaining the child’s condition and (when possible) prognosis with e  Recruitment was not random nor exhaustive.
paediatric home ventilation of following expertise: and without LTV, all directors highlighted the need to inform families of e In the absence of a comprehensive list of home ventilator
programs facilitate shared . 11 paediatric potential benefits, risks, and burdens, and financial impact of LTV for the child programs, identification of potential participants was based
decision-making with pulmonologists and family. on the investigators’ knowledge of such programs
families facing decisions of | e 2 paediatric Barriers perceived by directors supplemented by a review of recent literature and a Web-
whether to initiate or forgo intensivists . 13/15 directors conceded that using the internet was inevitable, and that it based searc4 directors were invited to participate, but did
long-term ventilation (LTV) | « 2 specialized in was a helpful source of information/support. However, they added that it not ultimately do so
for their children with life- both paediatric could be obstructive, recommending caution, and that families talk to them e We did not query families to learn if what and how directors
limiting conditions, and pulmonology about what they find. tell them is hearkened or appreciated.
assess directors’ and critical care . We did not interview other providers who play integral roles
perspectives on these Outcome 2: Decision-making process in helping families facing these decisions (e.g., intensivists,
families’ decisional needs Children treated in Facilitators perceived by directors otolaryngologists, ventilator program managers, respiratory

children’s hospital: Setting the stage for decision-making therapists, and nurses).
Additional study Children with Chronic | e Directors emphasized that the decision-making process around LTV should . Only North American directors were interviewed, so our
characteristics Respiratory Failure be unhurried and that it should start as soon as CRF is anticipated or findings may not be generalizable to other regions.
United states and Canada; (CRF) diagnosed—either early during the hospitalization or, ideally, during a period e Although two investigators did perform coding
2015-2016; thematic of relative wellness before acute illness pushes the susceptible child into independently, we did not assess interrater reliability, as
approach based on Age: CRF. discrepancies were rare and neither coder emerged as
framework analysis Not reported . Directors stressed that providers should be transparent, candid and dominant.

consistent when conveying information to families and addressing barriers . Some of the burdens of LTV mentioned may be just as, or
Sex: and worries. more, attributable to other chronic conditions (severe
Not reported »  Directors encourage lay appropriate language without euphemisms. neurodevelopmental disabilities) than LTV; others may be
e Providers should be compassionate and supportive which means being irrelevant to families who decide to place their children in
Ethnicity: receptive to what families are saying/not saying. chronic care facilities.
Not reported Parent and child involvement: Facilitators
o e All directors felt that families should be the final decision-makers. Study funding

Religious preference: | , A directors insist that cognitively capable older children be involved in National Institutes of Health K23 grant and a Columbia University

Not reported discussions and even decision-making around LTV John M. Driscoll, Jr., M.D., Children’s Fund Award.

Level of education: Barriers to decision-making perceived by directors Risk of bias

Not reported Potential barriers to decision-making around LTV stemmed from families, Aim and appropriateness of qualitative evidence:

providers, and other sources: Low risk
Other: Family Reason: Aim is clearly described, qualitative method is
appropriate.
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Years of experience
caring for children
using long-term
ventilation

Median: 19 years
(interquartile range:
12-27; range: 2-38
years)

Inability to really grasp the information provided or the “big picture” (7/15)
Unrealistic expectations (5/15)

Focusing on the here and now to the detriment of the long term (3/15)
Stress/fear of making any decision (3/15)

Denial or lack of readiness/willingness to hear information (3/15)
Theological fatalism (1/15)

Unrelated family stressors (1/15)

Fear that they are being discriminated against because of their
socioeconomic status (1/15)

HCPs

Not fully informing families (14/15)

Mixed or inconsistent messages (3/15)

Inability to provide prognosis (and sometimes diagnosis) (4/15)
Negative biases regarding the quality of life and abilities to many children on
LTV (3/15)

Rushing families to make decisions (3/15)

Not willing to broach difficult topics (2/15)

Focusing on the here and now to the detriment of the long term (2/15)
Changing inpatient providers (2/15)

Not engendering a sense of trust in families (1/15)

Inability to surmount cultural or language differences (1/15)

Setting unrealistic expectations (1/15)

Other

Influence from outside sources/people (6/15)
Misinformation from outside sources/people (5/15)
Disagreement/discord between family and providers (1/15)

Rigour in study design or validity of theoretical approach
Low risk

Reason: The thematic

framework was developed based on a priori

hypotheses of the importance of informed,

shared decision-making.

Sample selection

High risk

Reason: Purposive sampling was used as a method to select
participants. It is unclear whether an interview-participant
relationship influences results.

Data collection

Unclear

Reason: Data collection method is described. However i.e.
place, duration and interviewer were not reported.

Data analysis
Low risk

Reason: Data analysis was described in detail and done using
framework analysis. Thematic saturation was reached after 15
interviews.

Results
Low risk
Reason: Reasoning behind results is given. Results are credible.

Barriers and facilitators of shared decision-making and Advance Care Planning
Fahner et al. Evaluation showed that stakeholders valued the support provided by the Implementing Pediatric Advance Care Planning Toolkit. Acta Paediatr 2021;110:237-46.

Study design Patient and relevant characteristics Relevant results (per outcome) Additional remarks
& main study objective
Study design Number and type of participants: Outcome definition: Strengths:

Qualitative interviews; focus
group interviews and individual
interviews

Main study objective

Describe the development, and
pilot evaluation, of the
Implementing Pediatric Advance
Care Planning Toolkit (IMPACT)

18 healthcare professionals (1 nurse, 17 physicians) of

following expertise:
. 1 cardiology

Outcome 1: Key paediatric ACP elements from
the stakeholders’ perspectives

1 gastroenterology

1 general paediatrics

1 haematology

2 hereditary and congenital disorders
2 intensive care

3 metabolic diseases

Results
Outcome 1: Key paediatric ACP elements
from the stakeholders’ perspectives

Facilitators
e Holistic approach: Patients wanted
paediatricians to explore what their lives

e  The thorough developmental process. Clinicians, children
with life-limiting conditions and parents, were all involved
during the entire process. This encouraged researchers to
stay close to clinical practice and facilitated further
implementation of the intervention.

e Needs in the field could be addressed, increasing the
relevance of the intervention for current daily practice.

Limitations:
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Additional study characteristics

The Netherlands; 2016-2018;
thematic analysis

1 nephrology
1 neurology

2 oncology

3 pulmonology

20 parents of 17 children with life-limiting conditions
(10 bereaved parents of 6 children who died) with
following diagnoses:

e 7 chromosomal anomaly

4 congenital heart disease

2 CNS tumour

1 cystic Fibrosis

1 neuromuscular disease

1 epilepsy syndrome

1 perinatal asphyxia

13 children with following diagnoses:

1 auto-immune disorder

1 congenital heart disease

2 hematologic disease

1 metabolic disease

3 neuroendocrine disease

2 pulmonary disease

1 renal disease

2 siblings of a child with life-limiting condition

Age:

(mean, median, range)
Healthcare professionals
e  30-40 years (n=1)

e 40-50 years (n=6)

. 50-60 years (n=8)

e =60 years (n=3)

Parents

e  30-40 years (n=9)
e  40-50 years (n=8)
e 250 years (n=3)

Children
. 10-12 years (n=1)

were like from a psychological, social and
spiritual point of view.

. Importance of child’s perspective:

o Paediatricians, parents and children
all emphasised the importance of the
child's perspective.

o  Strategies to elicit the voice of the
child are needed, either through
direct communication with the child or
by trying to understand the child’s
perspective.

e Caring attitude

o Paediatricians and parents
expressed the need for a caring
attitude and attention when sharing
future perspectives.

o  Paediatricians need to feel confident
to ask families about sensitive
themes.

o  Parents stated that their
paediatrician's acknowledgement of
their child as an individual, and their
tasks and expertise as parents,
would be a precondition for sharing
their deepest thoughts regarding
their child's future.

Barriers
. Holistic approach:

o  Paediatricians rather talk about
medical themes relating to ACP than
exploring individual family values.

o  Education is required about the
holistic nature of ACP.

. Importance of child’s perspective:

o Paediatricians reported challenging
experiences when trying to approach
children and communicate
adequately with them.

. System factors were not integrated into the developmental
process or the intervention.

e  The stakeholders involved in the developmental process
and the participants of the pilot study were mainly highly
educated people with an open attitude towards ACP. This
might have positively skewed their perspectives.

e  The children included had varying diseases, prognoses and
were in different stages of disease, which might result in
different needs.

e  We could not specify the child's disease progression. That
means we could not specify whether the perspectives, as
presented by families, corresponded to a position early or
later in a disease trajectory. We collected data about the
time since diagnosis, but this did not reflect the stage of
disease, its burden or length of time until end of life.

e  We translated the perspectives of parents and children into
a general approach, but it would be valuable to evaluate
whether the individual needs of specific groups were
sufficiently addressed by this approach or whether specific
groups need a more tailored approach.

Study funding
ZonMw, Grand/Award

Risk of bias

Aim and appropriateness of qualitative evidence:

Low risk

Reason: Aim is clearly described, qualitative method is
appropriate.

Rigour in study design or validity of theoretical approach

Low risk

Reason: Study uses The Framework for the Development and
Evaluation of Complex Interventions.

Sample selection
High risk

: 1‘2112 5222 é:;i; o  Parents saw themselves as the best Reason: Purposive sampling was used to select participants.
o 16-18 years (n=3) advocates for their child, yet they Interviewer-participant relationship unclear.
>18 =3 struggled to define their child’s best
*  2T18years (n=3) interests. Data collection
Sex: Unclear
(N (%))
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Healthcare professionals
F=12 (66.7%), M=6 (33.3%)

Parents
F=15 (75%), M=5 (25%)

Child of participating parents
F=5 (29.4%), M=12 (70.6%)

Children
F=8 (61.5%), M=5 (38.5%)

Ethnicity:
Not mentioned

Religious preference:
Not mentioned

Level of education:
Not mentioned

Other:

Age of children of participating parent at death/at

interview

e < 1year(n=3)

. 1-5 years (n=6)
e  5-12 years (n=5)
. 12 years (n=3)

Age at diagnosis of participating children

e < 1year(n=6)
. 1-5 years (n=1)
e 25years (n=4)

Reason: Data collection method i.e. place, duration and
interviewer were not reported.

Data analysis
Unclear

Reason: Data analysis was done using thematic analysis.
Saturation was not reported.

Results
Low risk

Reason: Reasoning behind results is given. Results are credible.
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Barriers and facilitators of shared decision-making and Advance Care Planning

Fahner et al. Towards advance care planning in pediatrics: a qualitative study on envisioning the future as parents of a seriously ill child. Eur J Pediatr 2020;17:1461-68.

Study design Patient and relevant Relevant results (per outcome) Additional remarks
& main study objective | characteristics
Study design Number and type of Outcome definition: Strengths:

Interpretive qualitative
study, with individual
face-to-face interviews
and two focus group
interviews

Main study objective

To identify how parents
envision the future when
caring for their seriously
ill child

Additional study
characteristics

The Netherlands; 2018-
2019; inductive thematic
analysis

participants:

20 parents of 17 seriously ill

children with following

diagnoses:

e 7 chromosomal
anomaly

e 4 congenital heart
disease

. 2 CNS tumour

. 1 cystic fibrosis

. 1 neuromuscular
disease

. 1 epilepsy syndrome

. 1 perinatal asphyxia

6 children are deceased.

10 parents participated in a

focus group interview.

Age:

(mean, median, range)
Parents

. 30-40 years (n=9)
e 40-50 years (n=8)
e  >50years (n=3)

Children’s age at
death/interview

e <1years (n=3)
. 1-5 years (n=6)
e  5-12years (n=5)
e  >12years (n=3)

Sex:

(N (%))

Parents

F=15 (75%), M=5 (25%)

Outcome 1: Intertwinement of future perspectives with experiences in the present and the past
Outcome 2: Future perspectives range from a disease-related orientation to a values-based
orientation

Outcome 3: No sharing without caring

Results

Outcome 1: Intertwinement of future perspectives with experiences in the present and the

past

Facilitators

Parent perspectives on the future were influenced by their attitudes towards the current situation;

. Struggling and suffering parents saw the future as a black box.

e  Parents with consistent and balanced views could more easily look forward.

. Perspectives did not seem to be related to better or worse prognosis. In case of more
prognostic certainty, parents showed more ability to elaborate on the future.

. Parents were more tempted to reflect on future scenario’s if they seemed realistic, even
when it confronted them with unfavourable outcomes.

Parent perspectives on the future were influenced by the past

. Some parents mentioned that feeling at peace with the past made them more open-minded
towards thinking and discussing about the future, where similar scenarios could happen.

e  Few parents envisioned the future in relations to decisions made in the past. To see if they
had made different choices in the past. These elaborations were followed by thoughts about
the good things being a parent of a seriously ill child had brought and these positive
thoughts supported them to face the future

Outcome 2: Future perspectives range from a disease-related orientation to a values-

based orientation

Talking about hopes and fears: Facilitators

. Most parents did not spontaneously talk about underlying views, values, hopes, fears, and
worries. Recognizing or discussing parent’s fears confronted them with worst-case
scenarios as a reality. It enabled them to prevent or prepare themselves for a feared
situation and left them with greater peace of mind in the present.

. Some parents mentioned that they would have valued more attention to their fears, because
it made them feel overwhelmed and unprepared when a worst-case scenario occurred

Talking about future care goals: Facilitators
When asked about future care goals, a distinction between disease-related and value-based
aims was seen.

Includes non-bereaved and bereaved
parents (most studies are often based
on experiences of bereaved parents
alone)

The knowledge of how parents envision
the future might support future research
to develop strategies to implement ACP
in paediatrics and align ACP to parental
needs.

Limitations:

Current perspectives of non-bereaved
parents could be influenced by current
coping strategies.

Recall bias and coping could influence
the reflection on the child’s end of life in
bereaved parents.

Findings might be limited by the
diversity of interview settings, and
durations of the interviews.

Bias in the results due to predominantly
participation of highly educated
mothers, and the recruitment of some
parents by peer supporters.

Study funding
The Netherlands Organisation for Health
Research and Development

Risk of bias
Aim and appropriateness of qualitative

evidence:

Low risk

Reason: Aim is clearly described, qualitative
method is appropriate.
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Religious preference:

Children
F=5 (26.3%), M=14 (73.7%) | »
Ethnicity:
Parents .

Caucasian (n=20)

Level of education:
Parents

Parents .

Protestant (n=11)
Non (n=9)

Secondary school

Parents who clear short-term disease-related aims; e.g. correction of tracheostomy, could
more easily formulate goals of future care.

Parents who had broader, all-encompassing, value based aims; e.g. being happy or try to
live an ordinary life, had more difficulty to demonstrate how these aims could guide them to
formulate goals of future care.

Some parents mentioned taking their child’s perspective helped them define goals of care
and treatment; “what would my child value most?”

Talking about treatment limitations: Facilitators

Some parents addressed treatment limitations themselves because they considered this as
an essential part of what they valued as good care. They emphasized they would prefer
clinicians to initiate these discussions, because the accompanying emotional distress could
be a parental barrier to initiate these conversations.

Outcome 3: No sharing without caring
Facilitators for sharing future perspectives with clinicians;

(n=1) .
Vocation education
(n=4)

High school (n=6) .
University (n=9)

Other: .
Children’s age at diagnosis

<1 year (n=12)
1-5 years (n=3) .
>5 years (n=2)

Parents mentioned the need for acknowledgment for their challenging context, and
expressed they felt that clinicians have no idea how caring for a seriously ill child impacts
their daily life.

Parents want their growing expertise to be acknowledged and taken into account when it
comes to medical decision making, and felt a struggle to be treated as the expert of their
child.

Parents reported little room to share perspectives outside the medical domain, but would
appreciate it. And expressed to value clinician’s awareness of the child’s identity apart from
their disease.

Parents expressed a need for a consistent approach of clinicians regarding future care and
treatment over time and among different disciplines. They reported to struggle to get all
clinicians on the same page. If parents felt a shared goal within the team and felt part of the
team, this positively influenced their openness to share perspectives.

Rigour in study design or validity of
theoretical approach

Low risk

Reason: Theoretical framework is based
upon knowledge on future care planning
identified in previous studies.

Sample selection

High risk

Reason: Purposive sampling was used to
select participants. Interviewer-participant
relationship unclear.

Data collection

Low risk

Reason: Data collection method i.e. place,
duration and interviewer were clearly
described.

Data analysis
Low risk

Reason: Data analysis was done using
thematic analysis. Code saturation was
reached

on a conceptual level

Results

Low risk

Reason: Reasoning behind results is given.
Results are credible.

Barriers and facilitators of shared decision-making and Advance Care Planning
Odeniyi et al. Communication Challenges of Oncologists and Intensivists Caring for Pediatric Oncology Patients: A Qualitative Study. J Pain Symptom Manage 2017;54:909-

and challenges faced by
paediatric oncologists and

e 4 oncologist attendings
e 3 oncologist fellows

. Intensivists and oncologists experienced personal conflicts about addressing
goals of care and shared decision-making.

15.
Study design Patient and relevant characteristics | Relevant results (per outcome) Additional remarks
& main study objective
Study design Number and type of participants: Outcome definition: Strengths:
Qualitative study using (diagnosis) Outcome 1: Barriers -
semi-structured interviews | 10 healthcare professionals of Outcome 2: Facilitators
following expertise: Limitations:
Main study objective e  2intensivist attendings Results e  Sample recruited from a single
To describe experiences . 1 intensive care fellow Outcome 1: Barriers institution
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intensivists and how the
oncologist-intensivist
relationship impacts
communication and
initiation of goals of care
discussions (GCDs)

Additional study
characteristics

USA,; study years not
reported; qualitative
analysis utilizing
consensus-based findings

Age:
Not reported

Sex:
(N (%))
F=5 (50%), M=5 (50%)

Ethnicity:
Not reported

Religious preference:
Not reported

Level of education:
Not reported

Other:
Not reported

Who should initiate the conversations

Intensivist and oncologists were unsure whether increased intimacy with patients
made them more or less successful at engaging in challenging conversations.
Intensivist and oncologists agreed that oncologist had longer relations and
stronger ties with the patients; however, they were concerned that the parents
would feel that they were ‘giving up’ if they initiated GCD.

Intensivist felt at times uncomfortable broaching sensitive discussions when they
had a less intimate relationship with the family.

Intensivist felt responsible for parents understanding the child’s prognosis and
treatment choices, but struggled with making recommendations about what was
best for the child.

Level of parent involvement

Intensivists and oncologist struggled with placing the burden of major decisions
on parents, because parents have to live with the consequences of their
decisions, and because they might not have the medical knowledge to
understand the implications of certain conditions.

Oncologist acknowledged that attempts to place decisions solely in parents’
hands were unfair and place an undue burden on them, especially when the child
was likely to die.

Timing

Both groups of providers struggles with the timing and mechanics of
communicating bad news to families, e.g. when to shift to palliative care, and
providing support.

Oncologist were often uncertain about continuing offering additional treatments
when cure was unlikely, and struggled with if they should recommend a shift in
goals-of-care.

Lack of training
All providers reported lack of formal training in communication.

Outcome 2: Facilitators

1.

Level of parent involvement

Intensivists described the central importance of listening to parents and
respecting their wishes.

Both specialties expressed the sentiment that ‘parents are always right’ in terms
of their ultimate decision for their child’s care, and acknowledged the need to
respect parental beliefs and decisions because they felt that parents knew their
child best.

Providers prepared families by giving them “permission” to consider limitations of
interventions.

. Relatively small sample size with
fewer intensivists than oncologists

Study funding
The Robert Wood Johnson Clinical
Scholars Program

Risk of bias

Aim and appropriateness of qualitative
evidence:

Low risk

Reason: Aim is clearly described,
qualitative method is appropriate.

Rigour in study design or validity of
theoretical approach

Low risk

Reason: Grounded theory approach was
used in this study (enables researchers to
extract a new theory through the repeated
process of making an inquiry)

Sample selection
Unclear

Reason: Convenience sampling was used
to select participants. Interviewer-
participant relationship unclear.

Data collection

Unclear

Reason: Data collection method i.e.
duration and interviewer were clearly
described.

Place of interviews is not described.

Data analysis
Low risk

Reason: Data analysis was clearly
described and analysed utilizing
consensus-based findings to develop
themes. Saturation was achieved.

Results

Low risk

Reason: Reasoning behind results is
given. Results are credible.

Richtlijn palliatieve zorg voor kinderen - 2022




. Providers directed parents to “listen” both literally and figuratively to their children
and consider the burdens of aggressive support and the suffering they may
experience.
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Barriers and facilitators of shared decision-making and Advance Care Planning

Hein et al. Identifying key elements for paediatric advance care planning with parents, healthcare providers and stakeholders: A qualitative study. Palliat Med 2020;34:300-8.

First workshop:
discussion groups, with
aim to explore
experiences with
paediatric advance care
planning

Second workshop:
dialogue groups, with as
topics: participation of
children and
adolescents, paediatric
advance care planning
documentation,
implementation and
supplementary written
materials

Main study objective
Identifying key
components of
paediatric advance care
planning through direct
discussions with all
involved parties

Additional study
characteristics

Germany; 2018; content
analysis, using
descriptive, content-
based analysis following
a data-driven strategy

e 3 metabolic

. 2 oncological

. 2 perinatal

. 1 cardiological

. 1 neuromuscular

14 healthcare providers

and stakeholders:

e 4 paediatricians

. 1 emergency
physician

. 1 psychologist

. 1 chaplain

e 3 nurses (intensive
care, out-patient)

. 2 social workers

. 2 special education
teachers

Age:
(mean, median, range)
Children: 2-16 years

Sex:

(N (%))

Parents

F=6 (66.7%), M=3 (33.3%)

Professionals

. First workshop: F=12
(85.7%), M=2
(14.3%)

Results

Outcome 1: Decision-making discussions during ACP

Barriers identified by professionals

. Professionals thought that parents were reluctant to engage in decision-making discussions or too
overburdened to make a ‘right’ decision.

. Professionals had the impression that parents would take sudden and inexplicable decisions.

Barriers identified by parents

. Parents disapproved of insensitive communication, discussions at wrong times and places, unsuitable
coping with emotions and lack of experience or knowledge on the part of professionals.

Facilitators identified by parents

. Parents found it helpful to have several paediatric advance care planning meetings with facilitators.

. Parents asked that professionals take into account individual needs, place the focus on the child,
discuss hypothetical scenarios and allow decision-making without pressure.

Outcome 2: Documentation during ACP

Barriers identified by professionals and parents

. Participants did not approve for supplementary written materials to be handed out without a personal
conversation.

Barriers Identified by professionals

e  Professionals worried about the unclear legal status of advance care planning documents for children.

Facilitators perceived by professionals and parents

e All participants agreed that all parties involved should sign the documents.

e  All participants recommended keeping minutes of all discussions to ensure continuity of the process.

Facilitators perceived by professionals

e  Professionals recommended the use of brief recommendations for emergencies, supplemented by
larger advance directives containing a characterisation of the child, the diagnosis and the course of
the disease.

e  Contact information should be easily retrievable and organised in accordance to priority.

Outcome 3: Implementation of ACP
Facilitators perceived by professionals

Study design Patient and relevant Relevant results (per outcome) Additional remarks

& main study objective | characteristics

Study design Number and type of Outcome definition: Strengths:

Qualitative design with a | participants: Outcome 1: Decision-making discussions e  We used a participatory
participatory approach, Outcome 2: Documentation approach to ensure an active
with two 9 bereaved parents of 9 Outcome 3: Implementation involvement of participants and
transdisciplinary children with following Outcome 4: Timing enable them to co-determine
workshops. diagnoses: Outcome 5: Participation of children and adolescents the design of the study.

Development of the
intervention followed a bottom-
up strategy instead of adapting
adult advance care planning to
paediatrics, in order to ensure
that the programme fits to the
specific needs of paediatric
palliative care patients,
families, healthcare providers
and concerned stakeholders.

The diversity of participants
enabled us to cover the whole
process of paediatric advance
care planning including
discussions, written documents
and their implementation.

Parents were present and
active in both the first and
second workshop.

Limitations:

We only recruited professionals
in Bavaria and bereaved
parents at the Centre for
Paediatric Palliative Care in
Munich.

We excluded parents of current
patients in paediatric palliative
care and did not include
children or adolescents in the
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. Second workshop:
F=11 (78.6%), M=3
(21.4%)

Ethnicity:
Not mentioned

Religious preference:
Not mentioned

Level of education:
Not mentioned

Other:
Age of children
Range: 2-16 years

. Stakeholders wanted to receive and be informed about the documents in a personal conversation, in
order to ask questions, to discuss emergency procedures and to address in advance potential conflicts
between institutional policies and the family’s wishes.

Outcome 4: Timing of ACP
Identified barriers and facilitators for the right timing of starting ACP

Barriers identified by professionals

. Professionals were concerned about the possible lack of readiness of parents to engage in paediatric
advance care planning.

e  According to professionals, when parents are not ready, they are more likely to reject treatment
limitations for their child and less likely to participate in paediatric advance care planning discussions
or to complete advance directives.

Barriers identified by parents

. Most participants favoured an early start of paediatric advance care planning. Some parents
questioned this approach and demanded a previous assessment of parental readiness. However,
even bereaved parents were not able to give a clear definition of a ‘right time’ to initiate advance care
planning.

. Parents described in detail what they considered as wrong times: shortly after breaking bad news,
shortly after overcoming a crisis or under time pressure.

e  ‘Timing might never be right'. However, missed opportunities to engage in paediatric advance care
planning may lead to regrets.

Facilitators perceived by parents

e  Parents confirmed that there was a time during which they preferred to avoid thinking about end-of-life
issues. However, at some point, they realised that their child was not going to get better. Parents
described this moment as a turning point, after which they felt ready to engage in advance care
planning.

e  Timing might never be right. One solution might be to offer families timely to participate in paediatric
advance care planning and to repeat this offer regularly in case parents do not feel ready.

Identified barriers and facilitators considering the iterative process of ACP

Barriers perceived by parents

. Parents may not be aware of the necessity of updating documents; thus, professionals should take the
initiative and guide parents through process iteration.

Facilitators perceived by parents and health care professionals

. Participants recommended embedding paediatric advance care planning in the continuous care of
families.

. Care should start as soon as possible and respond to the emerging needs and increasing awareness
and acceptance of the situation during the course of the disease.

Results outcome 5: Participation of children and adolescents

Barriers identified by parents and professionals

. Professionals regarded the participation of children of all ages in paediatric advance care planning as
self-evident where as parents were sceptical about involving young children.

. Parents worried about healthcare providers being insensitive and scaring younger children off.

sample; thus, their perspective
is missing.

e  We had missing attendees
during both workshops.

Study funding

This work was supported by the
German Federal Ministry of
Education and Research.

Risk of bias

Aim and appropriateness of
qualitative evidence:

Low risk

Reason: Aim is clearly described,
qualitative method is appropriate.

Rigour in study design or validity of
theoretical approach

Low risk

Reason: Theoretical framework is
based upon knowledge on paediatric
Advance Care Planning discussions
identified in previous studies.

Sample selection
Unclear

Reason: Different groups of
participant were considered eligible.
However, it was not reported how
these participants were selected and
approached.

Data collection

Unclear

Reason: Data collection was
described. Place, duration and
interviewer were not reported.

Data analysis
Unclear

Reason: Data analysis was clearly
described and done using content
analysis. Saturation was not
reported.
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. Some professionals complained about parents acting as gatekeepers preventing them to talk to
children. They wanted to obtain support in talking with parents about their child’s participation in
paediatric advance care planning.

e Alatent conflict was identified between parents and institutional care workers, both claiming to be
experts and advocates for the child.

Facilitators perceived by parents and professionals

. Parents and professionals agreed that concerned adolescents should be offered separate
conversations with professionals.

. Parents asked for support to be able to talk themselves about sensitive issues with their children.

Results

Low risk

Reason: Reasoning behind
results is given. Results are
credible.
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Barriers and facilitators of shared decision-making and Advance Care Planning

Jack et al. A qualitative study of health care professionals' views and experiences of paediatric advance care planning. BMC Palliat Care 2018;17:93.

methodological approach
which drew upon a
naturalistic interpretative
design, with semi-
structured interviews

Main study objective

To explore health care
professionals’ views and
experiences of paediatric
advance care planning in
hospitals, community
settings and hospices

Additional study
characteristics

UK; 2016; thematic
analysis

(HCPs):

Age:

1 hospice nurse

1 obstetrics and
gynaecology consultant

1 hospice nurse

1 consultant paediatrician
1 midwife

1 community midwife

1 neonatal nurse

1 consultant paediatric
oncologist

1 complimentary therapist
1 hospice nurse

1 paediatric palliative care
nurse

1 bereavement specialist
1 senior hospice nurse

1 practitioner

1 health visitor

1 care assistant

1 support worker

1 consultant neonatologist
1 palliative care nurse
specialist

1 neonatal nurse

1 hospice nurse

Not reported

Sex:

Not reported

Ethnicity:
Not reported

Religious preference:

Not reported

Outcome 2: supporting effective conversations around advance care planning

Results

Outcome 1: timing of the conversation

Waiting for the relationship with the family to form:

Barriers perceived by HCPs

There were different opinions about when the ideal time is to start to have ACP

conversations.

. Some professionals suggested it should be after the relationship with the family
is formed and allow the family to go at their pace.

e  Another participant suggested the need to look for cues, e.g. when families start
to ask questions that could help to open-up the conversation to approach a
discussion around ACP.

Parallel planning: Facilitators
. Participants mentioned the need for parallel planning to ensure the best plan for
the future care of children, so different plans were ready for potential outcomes.

Avoiding a crisis situation: Facilitators

. Some participant stated that ACP conversations should starts as soon as
possible, even at point of diagnosis. Which could avoid the conversation having
to take place at a critical time for the parents in the situation that when a child
suddenly deteriorates.

. For children with life-limiting conditions it was recognised that the timing for the
conversations to start needed to be related to the health of the child, and the
professional needs to be aware of any deterioration, which emphasises the
ongoing need for review.

. A participant pointed out that conversation should ideally not take please in
crises when parents are under incredible stress.

Outcome 2: supporting effective conversations around advance care planning

Where to have the conversation: Facilitator

Good practice was to consider the environment in which the conversation was to

take place.

. A professional mentioned that some families prefer to have the conversations in
a quieter environment, away from the child in hospital, or another location such
as home.

Study design Patient and relevant Relevant results (per outcome) Additional remarks

& main study objective characteristics

Study design Number and type of participants: | Outcome definition: Strengths:

A qualitative 21 health care professionals Outcome 1: timing of the conversation . Includes staff from different clinical settings,

e.g. hospitals, hospice and community teams
from a large geographical area

Limitations:

. Only two professionals were included who
had been directly involved in the end-of-life
care of children during the specified
timeframe

Study funding
A children’s hospice and a tertiary children’s
hospital

Risk of bias

Aim and appropriateness of qualitative evidence:
Low risk

Reason: Aim is clearly described, qualitative
method is appropriate.

Rigour in study design or validity of theoretical
approach

Low risk

Reason: Study approach is drawn upon a
naturalistic interpretative design.

Sample selection

High risk

Reason: Purposive sampling was used to select
participants. Interviewer-participant relationship
unclear.

Data collection

Low risk

Reason: Data collection method i.e. place,
duration and interviewer were clearly described.

Data analysis
Unclear
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Not reported

Other:
Not reported

Level of education:

. Professionals highlighted that starting ACP conversations can be facilitated by
using photographs of the child.

Flexible planning of Advance Care Planning conversations: Facilitators

e  Timing was important in starting ACP conversations as soon as possible to
allow for a more flexible approach to the conversation, allowing a staged
approach.

e  The need to slowly have the conversations and building up overtime allowed
the news to be absorbed.

Data analysis was described in detail and done
using thematic analysis. Saturation was not
reported.

Results

Low risk

Reason: Reasoning behind results is given.
Results are credible.

Richtlijn palliatieve zorg voor kinderen - 2022




Barriers and facilitators of shared decision-making and Advance Care Planning

Lord et al. Assessment of Bereaved Caregiver Experiences of Advance Care Planning for Children With Medical Complexity. JAMA Netw Open 2020;3:62010337.

Qualitative, semi-
structured interviews

Main study objective

To explore the
experiences of bereaved
family caregivers with ACP
for Children with Medical
Complexity (CMC)

Additional study
characteristics

Canada; 2018; thematic
analysis

13 bereaved parents of 12 children
with medical complexity:

. 11 genetic or congenital

. 1 acquired

Age:
(mean, median, range)
Parents: not reported

Child’s age at death

. <1 year (n=1)

. 1 to <5 years (n=4)
e  5-10 years (n=4)

e >10 years (n=3)

Sex:

(N (%))

Parents

F=12 (92.3%), M=1 (7.7%)

Ethnicity:
Not reported

Religious preference:
Not reported

Level of education:
Not reported

Other:

Home technology supports

. Feeding tube (n=10)

. Respiratory support (n=10)

e Wheelchair (n=9)

. Long-term intravenous access
(n=3)

Time since child’s death
. <1 year (n=5)

Outcome 1: structure of care
Outcome 2: ACP process

Results
Outcome 1: structure of care
Facilitators for ACP

Many parents mentioned that trusted health care professionals
who knew their child well were an important prerequisite for ACP.
Parents found the involvement of a subspecialty palliative care
team helpful for exploring goals of care.

Outcome 2: ACP process
Family and patient context
Facilitators

Understanding of the child’s existing medical and technological
needs, given that these often informed ACP decisions.

Parents mentioned that the degree of prognostic uncertainty as
aspect of their child’s unique situation needs to be taken into
account.

Perceptions of their child’s quality of life and specific goals for
their children (both short- and long-term) were key contributors to
ACP (e.g. goals for being at home together as a family as much
as possible or having typical family outings).

Parents appreciate when their own expertise in their child’s care
was acknowledged and valued.

Medical decisions regarding care escalation during an acute
deterioration were influenced by the child’s past experiences with
escalations in care under similar clinical circumstances, which
guided decisions about whether to embark on similar
interventions in the future.

ACP discussions

Pace and timing

Parents’ preferences regarding pace and timing varied.
Barriers:

Many parents felt discussions should occur early and continue
regularly. Others expressed that they felt that they should be the
ones indicating when they are ready to engage in such
conversations or they felt the conversations were to frequent.

Study design Patient and relevant characteristics | Relevant results (per outcome) Additional remarks
& main study objective
Study design Number and type of participants: Outcome definition: Strengths:

. Thematic saturation was reached

Limitations:
e  Study took place at a single centre

e Available participant pool was small, due to missing
contact information

. Participants were recruited from Complex Care and
LTV clinics, the access to the multidisciplinary
professionals could have informed ACP

. Participants were almost exclusively mothers

Study funding
The Norman Saunders Complex Care Initiative at the
Hospital for SickChildren.

Risk of bias

Aim and appropriateness of qualitative evidence:

Low risk

Reason: Aim is clearly described, qualitative method is
appropriate.

Rigour in study design or validity of theoretical approach
Low risk

Reason: Theoretical framework is based upon knowledge
on Advance Care Planning and CMC identified in previous
studies.

Sample selection

High risk

Reason: Purposive sampling was used to select
participants. Interviewer-participant relationship unclear.

Data collection

Low risk

Reason: Data collection method i.e. place, duration and
interviewer were clearly described.
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. 1-5 years (n=6) Setting Data analysis
e >5years (n=1) Facilitators Low risk
e A comfortable setting, e.g. a quiet room with adequate seating. Reason: Data analysis was described in detail and done
Palliative care team involvement e Having appropriate people present, e.g. health care professionals | according to the Braun and Clarke steps of thematic
e Yes (n=10) who know the patient and family well and key family caregiver analysis. Saturation was achieved.
. No (n=1) (ensuring both parents are present).
e Unknown (n=1) Results
Communication: Facilitators Low risk
. Expressing compassion by the HCPs. Reason: Reasoning behind results is given. Results are
credible.
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Barriers and facilitators of shared decision-making and Advance Care Planning

Lotz et al. "Hope for the best, prepare for the worst": A qualitative interview study on parents' needs and fears in paediatric advance care planning. Palliat Med 2017;31:764-

Qualitative, practice-
informing, semi-structured
interview study

Main study objective
Investigate parents’ views
and needs regarding
paediatric advance care
planning

Additional study
characteristics

Germany; 2013-2015;
descriptive and evaluation
coding

participants:

11 parents of 9 deceased
children with following
diagnoses:

e 3 cancer

. 1 spinal muscular atrophy

type |

. 1 cystic fibrosis

. 1 leukodystrophy

. 1 hypo plastic left heart
syndrome

. 1 complex malformation

syndrome
. 1 unknown syndrome

Age:
(mean, median, range)
Parents

Median: 43 years (range: 36-

50)

Sex:

(N (%))

Parents

F=8 (72.7%), M=3 (27.3%)

Children
F=5 (55.6%), M=4 (44.4%)

Ethnicity:
Not reported

Religious preference:
Not reported

Level of education:
Not reported

Outcome 1: Paediatric ACP conversations
OQutcome 2: Statement of preferences

Results
Outcome 1: Paediatric ACP conversations

1.

Paediatric ACP conversations

Barriers mentioned by parents

Parents identified barriers; e.g. feeling not ready, wanting to focus on the present, and

suppress burdensome thoughts.
Parents mentioned the physicians’ reluctance to engage in pACP conversations
because of prognostic uncertainty or because they do not face up to the facts.

Facilitators mentioned by parents

Parents indicated that early conversations and planning ahead were helpful through
empowering them to make good decisions for their child and be a good parent,
facilitating coping, and giving a sense of control and security by preparing for what
may come.

Parents advocated for an individually adapted approach that takes into account the
respective situation, needs, and concerns of the whole family.

Parents mentioned bringing in an additional, uninvolved “listener” (e.g. a friend),
involving nurses for support and exchange with other parents in similar situations as
helpful.

Communication trainings for physicians to improve their communication skills.
Provision of written material to introduce and inform about pACP, allows parents to
determine what they are ready to address.

2.  Shared decision making

Facilitators

e All parents wanted to be included in decision-making as partners, to be listened to,
and taken seriously.

. Parents valued open and honest information, no matter how uncertain or potentially
upsetting.

3. Gradual and sensitive approach

Facilitators

Parents unanimously wished for a step-by-step process with repeated discussions
and sensitive communication respecting their needs and reservations.

Parents mentioned that healthcare providers should gently introduce and repeatedly
offer pACP conversations but should not put pressure on parents.

71.

Study design Patient and relevant Relevant results (per outcome) Additional remarks
& main study objective characteristics

Study design Number and type of Outcome definition: Strengths:

. None of the parents had known the
interviewer beforehand.

Limitations:

e  The interviewees were recruited by the
help of personal contacts of M.F., which
may have biased the results.

. Most families had been supported by a
SPPHC team; therefore, our study may
not match the needs and barriers relating
to pACP in other care settings when
families receive less support.

e  The experience with paediatric palliative
care may also have enhanced the
parents’ knowledge about pACP.

e  The retrospective design may still
underestimate barriers to pACP because
in retrospect parents may be more aware
of the benefits.

Study funding
The work was supported by the “Stifterverband
fur die Deutsche Wissenschaft”.

Risk of bias

Aim and appropriateness of qualitative
evidence:

Low risk

Reason: Aim is clearly described, qualitative
method is appropriate.

Rigour in study design or validity of theoretical

approach
Low risk
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Other:

Child age at death

Median: 7.8 years (range: 0.4-
23.8)

Time since death
Median: 2.2 years (range 1.3-
3.6)

Advance directive
e AD (n=2)

e NoAD (n=3)

. Not sure (n=4)

4.  Conversations about hope and non-medical issues

Facilitators

e  All parents mentioned that discussing psychosocial and daily life issues was
particularly important to them.

e  Several parents highlighted the importance of strengthening parents by maintaining
hope, e.g. that the child lives “longer than expected,” that “the days together are
good,” and that they “can still do a lot for their children” and be good parents.

5. Involvement of the child

Facilitators

e All parents wanted their child to be involved in pACP (except for infants) relative to its
developmental maturity.

. Parents felt that their child should be heard and taken seriously even if unable to
make treatment decisions.

Outcome 2: Statement of preferences

Barriers perceived by parents

. Many parents were reluctant to make decisions in advance but wanted to decide in
due course.

. Parents found it hard and burdensome to imagine future scenarios and were afraid to
bind themselves.

Facilitators perceived by parents

. Parents wished to be encouraged to rethink their decisions or be able to revoke
advance decisions.

. Parents ascribed little importance to documenting decisions in a written plan and
preferred oral agreements with the care providers

Reason: Theoretical framework is based upon
knowledge on Paediatric Advance Care
Planning identified in previous studies.

Sample selection

High risk

Reason: Purposive sampling was used to
select participants. Interviewer-participant
relationship unclear.

Data collection

Unclear

Reason: Data collection method i.e. duration
and interviewer were clearly described.
Place of interviews is not described.

Data analysis
Unclear

Data analysis was described in detail and
done using descriptive and evaluation coding
according

to Saldafia19 and the software MAXQDA-10.
Saturation was not reported.

Results

Low risk

Reason: Reasoning behind results is given.
Results are credible.
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Barriers and facilitators of shared decision-making and Advance Care Planning

Mitchell et al. Parental experiences of end of life care decision-making for children with life-limiting conditions in the paediatric intensive care unit: a qualitative interview study.
BMJ Open 2019;9:028548.

In-depth, semi-structured
qualitative interview study

Main study objective
Provide an in-depth insight
into the experience and
perceptions of bereaved
parents who have
experienced end of life
care decision-making for
children with life-limiting or
life-threatening conditions
in the paediatric intensive
care unit

Additional study
characteristics

UK; 2016; thematic
analysis of transcripts and
field notes was carried out
using an inductive
approach

participants:
(diagnosis)

17 parents of 11
deceased children

Child’s
diagnosis/Together for
Short Lives category:
. Category 1 (n=5)
. Category 2 (n=0)
. Category 3 (n=2)
e Category 4 (n=4)

Age:
Not reported

Sex:

(N (%))

Parents:

F=11 (64.7%), M=6
(35.3%)

Ethnicity:
Not reported

Religious preference:
Not reported

Level of education:
Not reported

Other:
Age of child
Mean: 62

months/Median: 2 years

(range: 5 months-18
years)

Outcome 1: Parents have significant knowledge and experiences that influence the
decision-making process

Outcome 2: Trusted relationships with HCPs are key to supporting parents making
end of life decisions

Outcome 3: Verbal and non-verbal communication with HCPs im-pacts on the family
experience

Outcome 4: Engaging with end of life care decision-making can be emotionally
overwhelming, but becomes possible if parents reach a ‘place of acceptance’

Results

Outcome 1: Parents have significant knowledge and experiences that influence

the decision-making process

Facilitators perceived by parents

e Parental decisions related to their child receiving high-intensity treatments could
also be influenced by a sense that there was ‘nothing to lose’; when the
alternative was that, their child would almost certainly die.

Barriers perceived by parents

. Clinical uncertainty was a common experience and was particularly confusing
and difficult for parents. In this situation, parents hoped for consensus among
their HCPs.

Outcome 2: Trusted relationships with HCPs are key to supporting parents
making end of life decisions
Facilitators perceived by parents
e  Trusted relationships with HCPs were highly valued. Continuity of care was a
key factor underpinning the development of such relationships.
Barriers perceived by parents
. Relationships with HCPs were fragile and trust was easily compromised. Trust
was compromised when:
o  parents discovered that an aspect of their child’s medical treatment
was not openly discussed
o Parents felt that they were not being listened to.
o  Parents described conflicting advice as difficult.

Outcome 3: Verbal and non-verbal communication with HCPs impacts on the
family experience
Facilitators perceived by parents

Study design Patient and relevant Relevant results (per outcome) Additional remarks
& main study objective characteristics
Study design Number and type of Outcome definition: Strengths:

The study was conducted with parents whose
children had died from a diverse range of life-limiting
conditions.

Limitations:

The number of participants is relatively small, and
they were all recruited through the same PICU, which
may limit the generalisability of the findings.

While data saturation was reached around the key
themes reported here, it is likely that the parents who
felt unable to participate may have had views,
experiences and perceptions that were different.

There were several emerging themes in our data
analysis, which are not reported here, including the
experience of end of life care meetings, the care of
siblings, spiritual needs and bereavement care.

The study’s findings are based on retrospective
accounts that may have been reframed over time.

We did not capture the experiences and perceptions
of families who are currently in the process of making
end of life care decisions for their children, or the
views of any children or young people regarding their
own end of life care decision-making.

Study funding
This work was supported by Birmingham Children’s
Hospital Research Foundation.

Risk of bias
Aim and appropriateness of qualitative evidence:

Low risk
Reason: Aim is clearly described, qualitative method is
appropriate.
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Time since bereavement
Mean: 13
months/Median: 10
months (range: 5-23)

. Information should be presented in a clear and sometimes brutally honest
fashion. It helped if this information was given by a trusted HCP.

Barriers perceived by parents

e  Meetings to discuss end of life care with the clinical team were challenging
experiences for parents. They were frequently outnumbered by an
‘overwhelming’ number of staff which they interpreted as an indication of the
severity of the situation

Outcome 4: Engaging with end of life care decision-making

Facilitators perceived by parents

. Clear guidance and the support of trusted clinicians was critical.

. Parents wanted to feel that they have made a choice to ‘say goodbye’ rather
than having to make a choice to withdraw life-sustaining treatments.

. Parents described the need to be in a ‘place of acceptance’ in order for ACP
conversations to take place.

. Parents wanted to understand/observe implications of particular interventions,
such as ventilation, before this was considered in an ACP.

Barriers perceived by parents

. Parents experienced wide-ranging, intense emotions towards the end of their
child’s life, which affected their ability to take part in end of life care decision-
making.

. Not all of the parents were aware of ACP, and many had not experienced this
for their child. There were opposing views, with some parents feeling that ACP
‘would have been very useful’, and others that a plan which considered the
child’s death was not acceptable; ‘never an option’.

. Parents reported that the timing of conversations with respect to ACP was
important, but could be particularly difficult where there was uncertainty about
the likely outcome of a treatment or procedure, such as surgery or a new
medical intervention.

Rigour in study design or validity of theoretical approach
Low risk
Reason:
Reason: Theoretical framework is based upon knowledge
on end of life care decision-making identified in previous
studies.

Sample selection

High risk

Reason: Purposive sampling was used to select
participants. Interviewer-participant relationship unclear.

Data collection

High risk

Reason: Data collection method i.e. place, duration and
interviewer were not described.

Data analysis
Low risk

Reason: Thematic analysis was carried out using an
inductive

approach as described by Braun and Clarke. Saturation
was achieved.

Results

Low risk

Reason: Reasoning behind results is given. Results are
credible.

Barriers and facilitators of shared decision-making and Advance Care Planning
Orkin et al. Toward an Understanding of Advance Care Planning in Children With Medical Complexity. Pediatrics 2020;145:€20192241.

Study design Patient and relevant Relevant results (per outcome) Additional
& main study objective | characteristics remarks
Study design Number and type of Outcome definition: Strengths:

Qualitative content-
analysis study
comprising demographic
surveys and individual
semi structured
interviews

Main study objective

participants:

14 mothers of 14 children

11 healthcare professionals
(8 physicians, 2 nurses, 1
social worker) with following
specialty:

Outcome 1: Holistic mind-set

Qutcome 2: Discussion content
Outcome 3: Communication enhancers
Outcome 4: ACP definition

Results
Outcome 1: Holistic mind-set

This study suggests that the patient and family should be the main consideration when leading ACP discussions.

. First qualitative
study exploring
how ACP is
experienced by
parents of CMC
and their HCPs.
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To develop an in-depth
understanding of the
ACP experiences from
the perspectives of both
parents and health care
providers (HCPs) of
children with medical
complexity (CMC)

Additional study
characteristics

Canada; 2016; content
analysis

. 2 complex care
. 3 paediatric medicine

. 2 respiratory medicine

. 1 paediatric
haematology and
oncology

. 1 critical care

. 1 neonatal intensive
care

. 1 palliative care

Age:

(mean, median, range)
Parents

. 26-35 years (n=2)
. 36-40 years (n=6)
e 41-50 years (n=3)
e  Not specified (n=3)

Healthcare professionals
e  36-40 years (n=1)

e  41-50 years (n=6)

. 50+ years (n=5)

Sex:

(N (%))

Parents

F=14 (100%), M=0 (14%)

Healthcare professionals
F=5 (45.5%), M=6 (54.5%)

Ethnicity:

¢ White (n=6)

e  Mixed race (n=1)

e Jewish (n=1)

e  Filipino (n=2)

. South Asian (n=1)
e Not specified (n=3)

Religious preference:
Not reported

Level of education:
Parents:

Facilitators perceived by HCPs

. HCPs noted the importance of taking time to recognize, understand, and support diversity and individuality
between families.

Facilitators perceived by parents

. Parents mentioned the importance of feeling involved, respected, and accepted

Outcome 2: Discussion content

1. Quality of life

Barriers perceived by parents

. Parents mentioned that HCPs often underestimate their child’s quality of life, highlighting the importance of
asking the parents instead of interfering based on clinical status.

2. Believes and values

Facilitators perceived by HCPs

e  HCPs noted that understanding family’s values and believes is a foundational aspect of ACP, allowing them to
tailor care individually.’

Facilitators perceived by parents

. Several parents reinforced that understanding family’s values and believes is a foundational aspect of ACP, and
mentioned how their belief system and values guided their decision-making.

3. Hopes and goals

Facilitators perceived by HCPs

e  HCPs expressed that understanding family’s hopes and goals in the context of their child’s illness is an
essential aspect of ACP.

Facilitators perceived by parents

e  Parents indicated that ACP discussions including conversations surrounding hopes and goals for their child
were beneficial for their child’s life, because they provided opportunities to collaboratively work toward and/or
reframe hopes and goals.

Outcome 3: Communication enhancers

7 enhancers of ACP emerged from the data;

1. Partnership in shared decision-making

Facilitators perceived by HCPs

. HCPs agreed that decisions should be made in partnership with families, respecting their unique decision-
making preferences.

Barriers perceived by HCPs

. HCPs had varied perspectives regarding family-HCP partnership for SDM. Some felt parents were given too
much responsibility in ACP. Others felt the decision-making process should be more collaborative.

Barriers perceived by parents

. Parents showed a large variability in how they preferred ACP decisions to be made. Some wanted to always be
seen as the expert. Some wanted the HCP to make the decisions. Others wanted the HCP to provide them with
all options and guidance regarding what they think is right but allow the parent to make the final decision.

2. A supportive setting
Facilitators perceived by parents and HCPs

e  Sampling to select
parents of children
with various
medical conditions,
various ethnicities
and economic
backgrounds
reflecting Ontario’s
diversity.

Limitations:

. Conducted in a
single tertiary care
institution

e All parent
participants were
English-speaking
women from
predominantly well-
educated, middle-
to high-income
families.

Study funding

The Norman Saunders
Complex Care Initiative,
The Hospital for Sick
Children.

Risk of bias

Aim and
appropriateness of
qualitative evidence:
Low risk

Reason: Aim is clearly
described, qualitative
method is appropriate.

Rigour in study design or
validity of theoretical
approach

Low risk

Reason: Theoretical
framework is based
upon knowledge on
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Diploma or certificate
from community college
or nursing (n=2)
Diploma or certificate
from trade, technical,
vocational, or business
college (n=1)

Some university
experience (n=1)
Bachelor’s or
undergraduate degree
or teacher’s college
(n=4)

Master's degree (n=3)
Not specified (n=3)

Other:

Parents:
Documented ACP
discussion

Yes (n=14)

Health care professionals:
Years of medical practice

5-10 years (n=2)
10+ years (n=9)

Formal palliative care

training
Yes (n=2)
No (n=9)

. Ensuring a comfortable and appropriate location, budget enough time, provide the opportunity for all key team
and family members to be present, and ensure that the family feels supported.

3. Early and ongoing conversations

Facilitators perceived by parents and HCPs

. Participants emphasized that ACP should start at time of diagnosis, should occur before a medical crisis, and
be an ongoing and dynamic part of the child’s care.

4.  Consistent language and practice

Facilitators perceived by HCPs

e  Use of constituent and unambiguous language by HCPs can enhance ACP.

. HCPs were cognizant of this and advocated for better communication through use of clear, non-medicalized
language.

e HCPs stated the importance of delivering a consistent message between different HCPs and health care teams.

5. Family readiness

Barriers perceived by HCPs

e  Some HCPs mentioned the need to gauge family readiness and follow the family’s lead. Others felt that families
might never feel ready.

Barriers perceived by parents

e  Parents stated that HCPs should respect their feelings and not push for conversations when they make it clear
that they are not ready to engage.

6.  Provider expertise in ACP discussions

Facilitators perceived by HCPs and parents

. Some HCPs and parents stated that specific training and capacity building would be beneficial.

Facilitators perceived by HCPs

e Al HCPs agreed that expertise can enhance ACP conversations.

7. Provider comfort in ACP discussions

Barriers perceived by HCPs

. Many HPCs think that provider discomfort is a prominent barrier to ACP discussions.

Outcome 4: ACP definition

Barriers perceived by HCPs

e  Many caregivers had never heard of the term ACP.

e  HCP held varied perspective regarding ACP’s definition; some felt it was geared towards end-of-life specifically.
Others had a more general definition, like understanding the family and their goals.

Barriers perceived by parents

. Some parents viewed ACP as negative and as preparing for the worst. Others mentioned that they had positive
experiences with ACP in the past and that it meant planning for the future

Advance Care Planning
identified in previous
studies.

Sample selection
High risk

Reason: Purposive
sampling was used to
select participants.
Interviewer-participant
relationship unclear.

Data collection

Low risk

Reason: Data collection
method i.e. place,
duration and interviewer
were clearly described.

Data analysis
Low risk

Reason: Data analysis
was described in detail
and done using
inductive, 4-step content
analysis. To achieve
theoretical saturation a
sample size of 25 was
defined.

Results

Low risk

Reason: Reasoning
behind results is given.

3.2.2 Gezamenlijke besluitvorming

Barriers and facilitators of shared decision-making and Advance Care Planning
Cicero-Oneto et al. Decision-making on therapeutic futility in Mexican adolescents with cancer: a qualitative study. BMC Med Ethics 2017;18:74.

Study design
& main study objective

Patient and relevant
characteristics

Relevant results (per outcome)

Additional remarks
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Study design
Qualitative study with
individual, face-to-face,
semi-structured, and in-
depth interviews

Main study objective
Explore in-depth and
explain the decision-
making process from the
perspective of Mexican
oncologists, parents, and
affected adolescents and
to identify the ethical
principles that guide such
decision-making

Additional study
characteristics

Mexico; 2013-2015;
thematic analysis

Number and type of participants:

Outcome definition:

Following population groups are
interviewed:
. 13 paediatric oncologists

. 13 parents/primary cares of
13 children with following

diagnosis:

e 2 haematological
neoplasm

e 9 extra cranial solid
tumour

e 2 tumour of the CNS
7 out of 13 children had already
died

. 6 children (4 children of the
participating parents, and 2
other children with
incurable or terminal phase
cancer) with following

diagnoses:

. 1 hepatic primitive
neuroectodermal
tumour

. 1 colorectal
adenocarcinoma
. 1 pilocytic
astrocytoma
. 1 osteosarcoma
e 2 acute lymphoblastic
leukaemia
2 of these children were aware
of the prognosis.

Age:

(mean, median, range)
Oncologists:

Median: 38 years (range: 32-52)

Parents/primary cares:
Median: 40 years (range: 21-60)

Outcome 1: Flow of information to inform decision-making

Outcome 2: Decision-maker and stakeholders involved in decision-making (their values,
preferences, and beliefs)

Outcome 3: Barriers and facilitators to decision-making

Results

Outcome 1: Flow of information to inform decision-making

Facilitators perceived by oncologists

. Oncologists said that they preferred that the parents be the ones to determine the type and
amount of information that they needed.

Barriers perceived by oncologists

e  All oncologists thought that the announcement of therapeutic futility places the parents in a
psychological state of vulnerability that reduces parents’ capacity to understand the
fundamental risk of deciding.

. Oncologists revealed that they inform children only when the parents authorize it; hence,
they inform the parents first. Oncologists think that the child is the one who should make
choices about further treatment.

Facilitators perceived by parents

e  6/13 parents indicated that confidence in the hospital in which their children were being
treated was a pivotal element in not having doubts about the treatment given to their
children.

Barriers perceived by parents

e  2/13 parents stressed that the medical discourse, which the oncologist used in
communicating the therapeutic futility to them, made the information provided
incomprehensible.

Facilitators perceived by children
. The children interviewed preferred to hear the information from their parents.

Outcome 2: Decision-maker and stakeholders involved in decision-making (their values,

preferences, and beliefs)

The oncologists thought that the decision about futility is strictly medical; they perceived their role

as HCP as one of their role is one of “orienting” the choice of the parents toward what they

thought was beneficial for the patient.

Facilitators perceived by oncologists

e All the oncologists said that the parents are the ones legally responsible; nonetheless, they
said that they think that the children should be made aware of their impending death.

Barriers perceived by oncologists

e  The majority of oncologists mentioned that it was difficult to specify an age at which the
child should be informed the poor prognosis.

Facilitators perceived by parents

Strengths:

The participating oncologists
were of different genders, ages,
and work experience; the
participating parents/carers and
children were of different
genders, ages, educational
background; the children had
distinct types of tumours; and the
participating hospitals are
national referral medical centres
that provide medical care to
patients from various parts of
Mexico, provide a good
foundation for developing a better
understanding of how the
decision-making process on
therapeutic futility is carried out in
Mexican children with cancer.

The methods used and the active
focus of the process of research
that was carried out guaranteed
the representativeness of the
sample.

Limitations:

It would be expected that patients
from cultural groups
characterized by ‘high power-
distance’, like those in Mexico
and Latin America countries,
accept authoritative and “expert”
recommendations from their
doctors. Different from low power-
distance culture, like the U.S., in
which a patient from this type of
cultural background would expect
to share opinions, concerns, and
beliefs with their doctor.

This study relies solely on semi-
structured, in-depth interviews
data from the main agents of the
decision-making process. This
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Age children of parents/primary
carers interviewed
Median: 14 years (range: 13-18)

Children:
Median: 15 years (range: 13-18)

Sex:

(N (%))

Oncologists:

F=8 (61.5%), M=5 (38.5%)

Parents/primary carers:
F=10 (77%), M=3 (23%)

Sex of children of
parents/primary carers
interviewed

F=2 (15.4%), M=11 (84.6%)

Children:
F=2 (33.3%), M=4 (66.7%)

Ethnicity:
Not reported

Religious preference:
Not reported

Level of education:
Parents:

e < Secondary (n=5)
. Preparatory (n=5)
. Bachelor’s (n=2)

. Master’s (n=1)

Other:

Time between disclosure of
therapeutic futility and death
Median: 75 days (range: 3-365)

Time between start of non-
curative treatment and death
Median: 30 days (range: 3-270)

All the parents agreed that they were the ones legally responsible for their children and that the

oncologists are the true decision-makers.

e  Parents wanted the healthcare professionals, particularly the oncologists and the nurses, to
display an interest in the patient, to explain the situation clearly, and to speak the truth.

. Parents expressed the need for messages of hope, messages that “lift the spirits”.

Facilitators perceived by children

e  The children interviewed focused on the need for their oncologists to speak to them
truthfully.

Barriers perceived by children

e  When children stated that they no longer wanted to undergo more chemotherapy, they were
encouraged by their parents to continue the treatment.

Outcome 3: Barriers and facilitators to decision-making

Facilitators perceived by oncologists

. Father or mother made a firm decision concerning not to continue curative treatment.
Barriers perceived by oncologists

e  Oncologists mentioned parental difficulty of understanding and accepting the prognosis.
e  Oncologist mentioned an emotional tie to the patient.

. Oncologists mentioned their own lack of training in psychology and/or palliative care.

Facilitators perceived by parents

. Parents mentioned the prognosis given to them in terms of death, and not wanting to see
their child suffer more or undergo a lot of pain.

Barriers perceived by parents

. 2/13 parents mentioned, "not acknowledging the situation, or not wanting to see...”

Facilitators perceived by children

. 1/2 children mentioned having heard of the prognosis in terms of probabilities of death in
the short term and to have previously obtained information about the disease from the
internet.

. 1/2 children mentioned learning the prognosis in terms of null possibility of cure.

could be seen as a limitation to
the full understanding of the emic
perspective on the Mexican
culture—as we did not include
more ethnographic techniques for
data generation or multiple
sources of data.

e  This study is not generalizable in
the same sense of quantitative
research, because it involves
non-random, purposive sample of
individuals who contributed to the
generation of data.

Study funding

Partially funded by the Hospital Infantil
de Mexico “Federico Gomez” with
Mexican National Ministry of Health’s
Federal Funds.

Risk of bias

Aim and appropriateness of study
design

Low risk

Reason: Aim is clearly described,
qualitative method is appropriate.

Rigour in study design or validity of
theoretical approach

Low risk

Reason: Study uses Howards
descriptive theoretical decision
analysis model as a theoretical
approach

Sample selection

High risk

Reason: Purposive sampling was used
to select participants.

Data collection

Low risk

Reason: Method of data collection is
clearly described and adequate.
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Day et al. "We just follow the patients' lead": Healthcare professional perspectives on the involvement of teenagers with cancer in decision making.

Children informed on therapeutic

futility:

e  Yes (n=2) (active role
adopted in decision-making
process)

e No (n=4) (passive role
adopted in decision-making
process)

Barriers and facilitators of shared decision-making and Advance Care Planning

Data analysis
Low risk

Reason: Data analysis is adequately
described and in accordance with the
theoretical approach. To achieve
theoretical saturation a sample size of
32 was defined.

Results

Low risk

Reason: Reasoning behind results is
given and described according to the
theoretical framework.

Paediatric Blood Cancer

2018;65.

Study design Patient and relevant Relevant results (per outcome) Additional remarks
& main study objective characteristics

Study design Number and type of participants: | Outcome definition: Strengths:

In-depth, semi-structured Outcome 1: Do the ‘right thing’ -

interviews and participant 58 health-care professionals Outcome 2: Act on the care and treatment preferences of the teenager

observations (during specialised in haematology, Outcome 3: Openly disclose information about the teenager's condition, prognosis and treatment | Limitations:

psycho-social meetings,
day-care meetings and
pre-ward round meeting,
and informal
conversations)

Main study objective

To investigate health care
professionals’ (HCP)
views of teenagers’
involvement in decisions
about their care and
treatment for leukaemia.

Additional study
characteristics

UK; study years not
reported; theoretical
perspective of
interactionism as
framework; observations
during 9 months

haematopoietic stem cell

transplantation or palliative care,

working principally with patients

aged 13-25 years.

e 6 consultants

. 19 junior doctors
(foundation year,
registrar/resident and
specialty registrar/fellow)

e 9 Clinical Nurse Specialists

. 10 ward nurses

e 14 allied HCP
(psychologists,
physiotherapists, dieticians
and social workers)

Age:
Not reported

Sex:
Not reported

Outcome 4: Family communication style
Outcome 5: Stage of the iliness
Outcome 6: Nature of the disease

Results

Outcome 1: Do the ‘right thing’

Facilitators perceived by HCPs

e When end-of-life issues came to the fore, HCPs acknowledged that it might be beneficial to
involve teenagers and parents to identify the ‘right thing’ from the family’s perspective.

Barriers perceived by HCPs

e  The ‘right thing’ determined by clinical assessment did not always align with what teenagers
or parents wanted or deemed ‘right’.

Outcome 2: Act on the care and treatment preferences of the teenager

Facilitators perceived by HCPs

e HCP mentioned to ‘follow the teenagers’ lead’; this was advocated for certain decisions
(e.g. place of care, minor procedures).

Barriers perceived by HCPs

. Some HCP recognised that acting of teenagers’ treatment preferences might not be
possible, feasible or desirable, especially for decisions governed by internationally agreed
treatment protocols, or those where there was a likelihood of serious harm, death or

. Limited generalizability, since
HCP reports may be influenced
by the unique population in this
large tertiary referral hospital
where the study was conducted.

. Demographic data on HCP were
not collected

. Not all recruited HCP could be
interviewed or engaged in an
informal discussion, therefore
some views may have been
missed

e  This study focused specifically on
decision making in
haematological cancers

Study funding
Authors funded by several sources
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Ethnicity:
Not reported

Religious preference:

Not reported

Level of education:
Not reported

Other:
Number of whom were
interviewed

Consultant (n=5)
Clinical Nurse Specialist
(n=4)

Ward nurse (n=1)

Allied HCP (n=2)

Number with whom informal
conversations were held

Consultant (n=5)

Junior doctor (n=4)
Clinical Nurse Specialist
(CNS) (n=5)

Ward nurse (n=3)

Allied HCP (n=2)

Number of whom spoke at multi-
disciplinary team (MDT)
meetings

Consultant (n=6)

Junior doctor (n=19)
Clinical Nurse Specialist
(n=9)

Ward nurse (n=10)
Allied HCP (n=14)

suffering (e.g. refusal of curative treatment, reduction of chemotherapy dose, escalation of
care to intensive care).

Outcome 3: Openly disclose information about the teenager’s condition, prognosis and

treatment

Facilitators perceived by HCPs

e  Open communication is paramount for involving teenagers in decision making, but this did
not always mean explicit verbalisation of every outcome.

. HCP recognize the importance of establishing and respecting what the teenager wanted
and needed to know at different times across the illness.

Outcome 4: Family communication style

Facilitators perceived by HCPs

. HCP felt they should take the lead on what to disclose from the teenagers themselves. They
assigned responsibility to teenagers for signalling verbally and non-verbally their desired
degree of involvement in decision-making.

e  HCPs considered the other family members’ communication preferences, and
acknowledged the importance of the family’s role.

. HCP acknowledged the importance of respecting family communication styles and allowing
parents and teenagers the space to establish their roles in decision-making.

Barriers perceived by HCPs

. Common tensions between age-appropriate growing independence and the necessary
dependence of a teenager diagnosed with cancer sometimes led to confusion about the
influence of parents and families on teenagers’ choices.

Outcome 5: Stage of the iliness

Facilitators perceived by HCPs

. HCP suggested that at the point that treatment begins to fail, families and teenagers are
pulled into the decision-making, and are asked to voice their opinions and preferences.

Barriers perceived by HCPs

. Strict internationally agreed protocols, limited teenagers’ involvement to listening and
understanding, rather than choosing course of action.

e  HCP mentioned that it was difficult to respond to EOL preferences, because the final
authority for such decisions making towards EOL lay with HCP and the clinical consensus.

Outcome 6: Nature of the disease

Barriers perceived by HCPs

. During periods of uncertainty, involvement of other professionals was prioritised in reaching
a decision, which limited the role for the teenager in the process.

Risk of bias

Aim and appropriateness of qualitative
evidence:

Low risk

Reason: Aim is clearly described,
qualitative method is appropriate.

Rigour in study design or validity of
theoretical approach

Low risk

Reason: This study was part of a lager
ethnographic study, theoretical
perspective of interactionism was used
in which the social world is recognised
as a place where meaning is formed
through interaction between
individuals.

Sample selection
Unclear

Reason: Data were collected from the
multi-disciplinary specialist teenage
and young adult haematology team.
Unclear how participants were
selected.

Data collection

Low risk

Reason: Data collection method was
clearly described

Data analysis
Unclear

Reason: Analytical process was
described. It is unclear whether theme
saturation was achieved.

Results

Low risk

Reason: Reasoning behind results is
given. Results are credible.
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Barriers and facilitators of shared decision-making and Advance Care Planning

Henderson et al. Preparing Pediatric Healthcare Professionals for End-of-Life Care Discussions: An Exploratory Study. J Palliat Med 2017;20:662-6.

Main study objective

To identify what paediatric
healthcare professionals
consider important when
preparing for an End of
Life discussion

Additional study
characteristics

Australia; 2015;
descriptive content
analysis

36 healthcare
professionals
(including
medical,
nursing, and
allied health
professionals)

Age:
Not reported

Sex:
Not reported

Ethnicity:
Not reported

Religious
preference:
Not reported

Level of
education:
Not reported

Other:
Not reported

Outcome 3: Interdisciplinary team role
Outcome 4: Patients and carers

Outcome 5: Practical issues

Outcome 6: Addressing mistakes

Outcome 7: Healthcare professional education

Results
Outcome 1: Communication
Facilitators perceived by Health Care Professionals
. General communication skills

o It takes more than one discussion.

o Itis important to listen actively with all five senses.

o  Think before you speak.

o  Reflect on where you could go wrong with an EoL discussion.
e language

o  Use the right language.

o  Knowing what not to say, such as ‘things happen for a reason’
. Cultural awareness

o  Have cultural humility and curiosity.

o  Knowing the culture; be aware of cultural awareness and language, how they are used, and what is

said.

Outcome 2: Healthcare professional perspectives
Facilitators perceived by HCPs
e Acknowledging anxiety
o  Acknowledge your own anxieties to ensure you have space for listening and observing what the
family is experiencing in the complex multi-layered moment.
o  Acknowledge the uncertainty of each case.
o Ability and expertise
Know your professional expertise, the areas you lack expertise in and when you should refer.

Outcome 3: Interdisciplinary team role
Facilitators perceived by HCP
. Team debriefing
o  Prepare behind the scenes.
o  Build strong foundations for the EoL discussion.
o Workout who is the most appropriate person (to lead the discussion).

Study design Patient and Relevant results (per outcome) Additional remarks
& main study objective relevant
characteristics
Study design Number and Outcome definition: Strengths:
Qualitative design usinga | type of Outcome 1: Communication e  The study sample achieved
group interview participants: Outcome 2: Healthcare professional perspectives interdisciplinary representation

comprising clinicians working
across a range of tertiary and
regional services in Queensland,
Australia.

Limitations:

. Not all participants spoke in the
interview; however, anonymous
posting of comments ensured
that all participants were able to
have their opinions included.

. Results are limited to the
experiences of clinicians working
in palliative care services in one
Australian state.

. Data saturation cannot be
confirmed.

Study funding
Not reported

Risk of bias

Aim and appropriateness of qualitative
evidence:

Low risk

Reason: Aim was clearly described,
qualitative method was appropriate

Rigour in study design or validity of
theoretical approach

Unclear

Reason: Theoretical framework was
not clearly described, interviews were
framed using two questions.
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. Information provision
o When HCPS know the family from the start, it is easier to prepare and journey with the family.
o  Clinical history — HCPs should be aware of expectations of family.
o  HCPs know what key supports for families are in place, e.g., grandparents, close friend, elder from
community, spiritual adviser?
o  HCPs should have facts about families correct.

Outcome 4: Patients and carers

Facilitators perceived by HCPs

Patients and carers
o  We have our agenda of what we need to achieve.
o  Be aware of the importance of needs of the child and their family, including significant others.
o  Appreciate pre-existing relationship(s) with families.

Outcome 5: Practical issues
Facilitators perceived by HCPs
. Time of the discussion
o  The timing has to be right for the family rather than health professionals.
. Space for discussion
o  Find space to do EOL discussions, nothing is worse than having to do discussions in a busy ward
area
o  Leave practitioner distractors such as mobile phones and pagers with someone else.

Outcome 6: Addressing mistakes
Facilitators perceived by HCPs
e Addressing mistakes
o  Acknowledge your mistakes to family and learn from them.
o It can be helpful to acknowledge if you have said something wrong—even if not immediate.

Sample selection
Unclear

Reason: 85 health care professionals
attending a 2-day paediatric palliative
care education workshop were invited
to participate in the interview. Unclear
whether a interviewer-participant
relationship could influence results.

Data collection

Unclear

Reason: Data collection method was
described inadequately, unclear who
conducted the interview.

Data analysis
Unclear

Reason: Inadequate description of the
analytic process. It is likely that the
point of theoretical saturation was
achieved as new themes (not found in
other articles) were found.

Results

High risk

Reason: Reasoning behind the results
is not given. Therefore it is difficult to
interpret results.
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Barriers and facilitators of shared decision-making and Advance Care Planning

Kelly et al. Identifying a conceptual shift in child and adolescent-reported treatment decision making: "Having a say, as | need at this time". Pediatr Blood Cancer 2017;64.

techniques

Main study objective

To assess treatment
decision making (TDM)
preferences and
experiences of children
with cancer, and assess
how children with cancer
viewed their decisional
experiences

Additional study
characteristics

USA; study years not
reported; constant
comparative qualitative
analysis

children, with following

diagnoses:
. 15 leukaemia and
lymphoma

. 7 central nervous
system tumor

. 7 solid tumour

30 interviews were

conducted

Age:

(mean, median, range)
Range: 9-17 years

e <13 (n=15)

e >13(n=14)

Sex:

(N (%))

F=14 (48.3%), M=15
(51.7%)

Ethnicity:

. Caucasian (n=13)

e  African American
(n=11)

. Hispanic (n=3)

. Other (Middle Eastern,

Filipino) (n=2)

Religious preference:
Not reported

Level of education:
Not reported

Other:
Time since diagnosis

communication needs. Communication preferences, desire for information and involvement in
treatment discussions, were primarily influenced by what was happening to the child at a given
point.

e Undergoing treatment facilitated children’s learning about their disease and treatment and
helped them to be more involved in illness and treatment communication.

Parents and physicians acted in child’s best interest

e  Children mentioned how their parents and physicians were always acting with their best
interests in mind.

. Children stated that they trust that their parents know how much information they can handle.

Information preferences
Facilitators perceived by children
e  Children of all ages reported that they did not want to make “big” decisions. However, they
might want to participate in discussions.
. Children wanted more say in treatment discussions about smaller decisions because they knew
how their bodies reacted to certain care procedures based on their prior experience.
Barriers perceived by children
. Information preferences varied and changed as children learned about their condition.
Receiving information could either decrease anxiety or be overwhelming and cause distress;
o  Some children reported wanting to know “everything,” including prognosis and test
results.
o  Others described wanting to know their treatment plans and what was going to
happen next.
o  Other children did not want to be bothered, they “just want the doctors to help them
get better and to help them get out of there”.
e When children were very ill or in pain, they did not want to be part of treatment discussions, but
just wanted to get better.

Preferences for decision-making

Facilitators perceived by children

. Children had more control over smaller decisions, e.g. type of central venous line that would be
placed or how the line was accessed.

Barriers perceived by children

e  Children did not always wanted to have a say, they sometimes simply wanted to be told what to
do.

Study design Patient and relevant Relevant results (per outcome) Additional remarks
& main study objective characteristics

Study design Number and type of Results Strengths:
Descriptive qualitative participants: lliness and treatment communication preferences -

research methods, with Facilitators perceived by children

interactive interview 29 newly diagnosed e  Children consistently mentioned their parents’ and clinicians’ central roles in meeting their Limitations:

. Findings are based on children’s
retrospective accounts

. Need to conduct research in
varying cultures, family types,
and other paediatric illnesses

Study funding
The Alex Lemonade Stand Foundation
through a Discovery Award

Risk of bias

Aim and appropriateness of qualitative
evidence:

Low risk

Reason: Aim was clearly described,
qualitative method was appropriate

Rigour in study design or validity of
theoretical approach

Low risk

Reason: Theoretical framework is
based upon knowledge on Treatment
decision making identified in previous
studies.

Sample selection

High risk

Reason: Purposive sampling was used
to select participants. None of the
interviewers had clinical relationships
with the research participants.

Data collection

Low risk

Reason: Data collection method i.e.
duration, place and interviewer were
clearly described.
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e <6 months (n=7)

. 7-12 months (n=5)
. 13-24 months (n=8)
e >24 months (n=10)

Relapse
e Yes (n=9)
e No (n=20)

Having no say meant not being present for treatment discussions, but when this occurred, some
children spoke negatively about it. They reported feeling powerless or that nobody cared about
their thoughts.

Influence of making decisions as a child
Facilitators perceived by children

Being part of treatment discussions provided an opportunity for children to influence their
situation by learning and applying self-management skills (e.g. learning about the iliness and
influencing decisions to improve symptoms).

Children stated that having a say made them feel happier, less scared, more satisfied, and
comfortable with decisions made.

Barriers perceived by children

Being involved could expose the child to distressing information or pressure to make choices
they were unable to make.

Children worried about making a wrong decision if they had to choose, and they were more
comfortable with their parents or doctors making decisions.

Not having a say made some children feel ignored and worried that “the doctors might do
something wrong because no one is telling me what is going on”.

Children acknowledged the possibility of being upset by knowing more about their condition or
misinterpreting the discussion.

Data analysis
Low risk

Reason: Data analysis process was
described in detail. Saturation was
quite likely as after analysis of 20
interviews, 10 additional interviews
were conducted to confirm results.

Results

Low risk

Reason: Reasoning behind results is
given. Results are credible.
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Barriers and facilitators of shared decision-making and Advance Care Planning

2020;67:€28229.

Mekelenkamp et al. Parental experiences in end-of-life decision-making in allogeneic pediatric stem cell transplantation: "Have | been a good parent?". Pediatr Blood Cancer

Qualitative descriptive
study with in-depth face-
to-face individual
interviews and a
background questionnaire

Main study objective

To gain insight in parental
experiences in EOL
decision-making in
allogeneic paediatric
HSCT

Additional study
characteristics

The Netherlands; 2014-
2015; thematic analysis

14 parents of 8 children that died
within a year after allogeneic HSCT,
with following diagnoses:

. 2 bone marrow failure

e 4 malignancy

. 1 hemoglobinopathy

. 1 primary immune deficiency

Age:
Parents
240 (n=14)

Children age at death
e <12years (n=1)
. 12-16 years (n=4)
e 216 years (n=3)

Sex:
Parents
F=7 (50%), M=7 (50%)

Children
F=3 (37.5%), M=5 (62.5%)

Ethnicity:
Parents

e  Dutch (n=13)
. Mixed (Dutch and other) (n=1)

Religious preference:
Not reported

Level of education:
Parent:

. Low (n=1)

. Middle (n=8)
. High (n=5)

Outcome 1: Survival-oriented decision-making

Results

Outcome 1: Survival-oriented decision-making

Facilitators perceived by parents

. Parents experiences most decisions as cure directed. Parents did
not feel having made specific decision, but rather felt involved in a
HCPs-guided decision-making process

Developing a frame of reference

Facilitators perceived by parents

. Parents searched for a frame of reference to get control over the
HSCT situation and to safeguard chances for survival, using
different strategies; e.g. active searching for information, comparing

the current situation with earlier experiences, and peer experiences.

Barriers perceived by parents

. Parents experienced the complexity of the treatment as hard to
understand, and therefore felt unable to take decision-making
responsibility.

Having confidence in and hope for a good outcome: Facilitators

perceived by parents

. Parents felt supported by a consistent, regularly explanation of
treatment decisions and the feeling they were heard in their
concerns.

Preventing anticipated regret

e  The parental perspective on preventing anticipated regret was
focused on survival during the treatment process. As it became
clear that the child would die soon, their perspective changed to
avoidance of further suffering.

Barriers perceived by parents

. Parents mentioned that they would blamed themselves if their
decisions would have led to a worsening scenario or even death.

Advocating getting the most out of treatment: Facilitators perceived by

parents

. Many parents mentioned that their intention was to get the most out
of treatment. The goals of this was to become and stay convinced

Study design Patient and relevant characteristics | Relevant results (per outcome) Additional remarks
& main study objective
Study design Number and type of participants: Outcome definition: Strengths:

This study provides new in-depth insight in the
meaning of parenthood in EOL decision-making in
paediatric HSCT, especially in rapidly worsening
situations

The opportunity to interview the parents within 2
years after the loss of their child, which provides a
direct insight given the difficulty of studying this
vulnerable population

Used several methods in accordance with the
standards of qualitative research to strengthen the
credibility and trustworthiness, including; attention
to the vulnerability of the parents and a study team
of experts in the field

Data saturation is achieved from a varied sample

Limitations:

The parents’ vulnerability has led to possible
selection bias, because parents of 11 children
refused to participate, because they considered the
interviews too burdensome.

Of the nonparticipating families, the majority of
children had malignancies and died from relapse,
as compared to half of the children of participating
families.

Study funding
Not reported

Risk of bias
Aim and appropriateness of qualitative evidence:

Low risk
Reason: Aim was clearly described, qualitative method
was appropriate

Rigour in study design or validity of theoretical approach
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Other:

Time of interview after child’s death
Mean: 9.5 months (range 3-23
months)

that the chosen treatment would be most successful and that
everything possible to help their child survive would be done.

Keep going: Facilitators perceived by parents

e  Guidance from HCPs in making treatment trajectory as bearable as
possible and keep the hope alive, supported parents to keep going
and focus on decision-making aiming for cure.

Following the child’s wishes:

Facilitators perceived by parents

. For decision-making guidance, parents referred to their child’s wish
to take all opportunities for cure.

. If the children died at home, their parents followed their wishes
regarding EOL decisions. This was different when the children died
in the hospital or when they did not have the opportunity to prepare
for EOL.

Barriers perceived by parents

e  Although parents appreciated age-appropriate information for their
child, they reported to have the decisive role for themselves, in
which they advocate for specific wishes for their child.

Low risk
Reason: Study is based on a theoretical framework
provided by available literature on EOL.

Sample selection

high risk

Reason: Purposive sampling - Local staff identified
eligible participants and sent a mail interview to 19
children.

Data collection

Low risk

Reason: Data collection method i.e. duration, place and
interviewer were clearly described.

Data analysis
Low risk

Reason: Data analysis was described in detail and done
according to the theoretical framework. Saturation was
achieved.

Results
Low risk
Reason: Reasoning behind results is given. Results are
credible.
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Barriers and facilitators of shared decision-making and Advance Care Planning

Murrell et al. |dentifying Opportunities to Provide Family-centered Care for Families With Children With Type 1 Spinal Muscular Atrophy. J Pediatr Nurs 2018;43:111-9.

guided by a semi-
structured questionnaire

Main study objective

To understand, from the
parent perspective, the
experience of the family
whose child has Type 1
spinal muscular atrophy
(Type 1 SMA), in the
emergency centre,
hospital, and clinical care
settings to identify
opportunities for improved

Additional study
characteristics

USA; 2014-2015;
framework analysis

family-centred care (FCC).

. 11 children living
. 11 deceased children

Age parents:
Mean: 27 years (range: 24-54)

Age children living:

Median: 60 months (range 6 months-

14 years)

Age children deceased:
Median: 11 months (range 3-37
months)

Sex:

(N (%))

Parents

F=18 (62.1%), M=11 (37.9%)

Ethnicity:
Parents:

e  White non-Hispanic (n=17)
. Hispanic (n=10)

e  African-American (n=1)

e  Mixed race/ethnicity (n=1)

Religious preference:
Not reported

Level of education:
Parents:
. No high school or General

Education Development (GED)

certificate (n=4)
e  High school/GED (n=5)
. Some college (n=8)

Outcome 4: Families as families and children as children
Outcome 5: Exchanging information in a supportive manner
Outcome 6: Family-to-family support and networking
Outcome 7: Diverse family-identified needs

Results

Outcome 1: Family is the constant in a child’s life

Facilitators perceived by parents

. Families want their health care team to listen and respect their
voice as the expert who has been constant in the child’s life
throughout diagnosis, treatment and decision-making.

. Some parents described positive experiences with providers
who were cognizant of the parents’ sensitivity to and familiarity
with their child.

Outcome 2: Different methods of coping

Facilitators perceived by parents

. Parents appreciated the presence of a provider who understood
the importance of factors influencing the family’s decision-
making, incl. work, school and other children.

Outcome 3: “Family culture” and cultural diversity

Facilitators perceived by parents

e  Families expressed a desire for a medical team that is culturally
sensitive and anticipates how families may interpret information
given their culture.

Barriers perceived by parents

. Culture was a significant indicator of how parents preferred the
diagnosis to be delivered. It also differs between families and
education levels. Some families preferred straightforward
diagnosis delivery, while others resented receiving the news in
a direct manner.

. Families had a varied preference for cultural sensitivity at time
of diagnosis and treatment.

Outcome 4: Families as families and children as children
Facilitators perceived by parents

Study design Patient and relevant characteristics | Relevant results (per outcome) Additional remarks
& main study objective

Study design Number and type of participants: Outcome definition: Strengths:
Qualitative descriptive Outcome 1: Family is the constant in a child’s life -

design with individual or 19 families, including 29 parents and Outcome 2: Different methods of coping

small group interviews 22 children with Type 1 SMA: Outcome 3: “Family culture” and cultural diversity Limitations:

The participant sought care in two southern U.S. states,
which makes the findings maybe not generalizable to
other populations in other regions

It was not possible to obtain the child’s voice directly
from the children with Type 1 SMA, because of the
nature of their disease (either deceased, unable to
speak, or concerns over psychological distress as a
result of answering the questions)

The small sample of Spanish-speaking families (n=3)
limits the ability to generalize across the Spanish
speaking population

The interview questions were developed by the
investigative team based on lack of information in the
scientific literature and on the team’s experiences
interacting with families with children with Type 1 SMA;
however these questions were not piloted prior to
initiating interviews, and therefore may not have
completely captured the essence of the family
experience.

Recall bias could have influenced participant’s accounts
of care as the interval between the child’s Type 1 SMA
diagnosis and time of interview ranged from three
months to 11 years

Study funding
Grant from Cure SMA

Risk of bias
Aim and appropriateness of qualitative evidence:

Low risk
Reason: Aim was clearly described, qualitative method was
appropriate
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e 4 years of college (n=9)
. Graduate degree (n=3)

Other:

21 children received medical

interventions:

e  Gastrostomy tube (n=20)

e  Cough assist machine (n=17)

. Non-invasive ventilation via nasal
mask (n=13)

. Invasive ventilation via
tracheostomy (n=8)

e  Respiratory support with sleep
via a bi-level positive airway
pressure (BiPAP) machine (n=6)

Families emphasized the importance of treating their child as
normally as possible to maintain a sense of childhood.

Outcome 5: Exchanging information in a supportive manner
Facilitators perceived by parents

Multiple families reported that they would make different
decisions if they had received more complete or unbiased
information on choices about ventilation.

Providers should communicate with support and empathy
throughout the diagnostic and treatment process, to prepare
families for significant life changes.

Outcome 6: Family-to-family support and networking
Facilitators perceived by parents

18/19 families talked about the value of being connected to
another family with a child with Type 1 SMA, so they could
share stories and ask questions. Interactions ranged from
acquiring simple information to making life-altering treatment
decisions.

Outcome 7: Diverse family-identified needs
Facilitators perceived by parents

Families indicated a desire for providers who were flexible in
their care plan, and would administer treatments based on the
families wished.

Rigour in study design or validity of theoretical approach
Low risk

Reason: An Family-Centred Care approach was chosen for
this study.

Sample selection
Low risk

Reason: Participants were identified from SMA support
groups, MDA registry lists, clinics at a large children’s
hospital and word of mouth. Influence of interview-participant
relationship was minimal.

Data collection

Low risk

Reason: Data collection method i.e. duration, place and
interviewer were clearly described.

Data analysis
Unclear

Data analysis was described in detail and done according to
the theoretical framework. Saturation was not reported

Results
Low risk
Reason: Reasoning behind results is given. Results are
credible.
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Barriers and facilitators of shared decision-making and Advance Care Planning

Sasazuki et al. Decision-making dilemmas of paediatricians: a qualitative study in Japan. BMJ Open 2019;9:e026579.

Semistructured, individual
face-to-face interviews

Main study objective

To delineate the critical
decision-making
processes that
paediatricians apply when
treating children with life-
threatening conditions and
the psychosocial
experience of
paediatricians involved in
such care.

Additional study
characteristics

Japan; 2014-2015;
comprehensive qualitative
analysis and second-
round content analysis

participants:

15 Medical Doctors, of

following specialties:

. 3 paediatric
intensive care

. 2 paediatric
cardiology

e 3 neonatology

. 4 paediatric
neurology

. 3 paediatric
oncology

Age:

(mean, median, range)
e  30-34 years (n=1)
e  35-39 years (n=6)
e 40-44 years (n=6)
e  45-49 years (n=1)
e  50-54 years (n=1)

Sex:

(N (%))
F=1(6.7%), M=14
(93.3%)

Ethnicity:
Not reported

Religious preference:
Not reported

Level of education:
Not reported

Other:
Not reported

Outcome 1: Paediatricians’ convictions

Outcome 2: Quest for the best of patients
Outcome 3: Quest for medically appropriate plans
Outcome 4: Confronting parents and families
Outcome 5: Socioenvironmental factors

Outcome 6: Interactions of the elements

Results

Outcome 1: Paediatricians’ convictions

Facilitators perceived by Health Care Professionals (HCPs)

. Physicians referred to internal standards of virtue for what they
considered to be right, but not to external norms. They wished to do the
right things as physicians

Outcome 2: Quest for the best interests of patients

Facilitators perceived by HCPs

Physicians tried to assess the child’s best interests by carefully observing their

comfort, dignity and quality of life.

Barriers perceived by HCPs

e  Physicians expressed anxiety when they had difficulty identifying the
children’s best interests. This seemed to affect their decisions regarding
life-sustaining treatment.

. Each paediatrician’s quest for the best interests of the patient was an
essential element that caused dilemmas during and after decision-
making.

Outcome 3: Quest for medically appropriate plans

Barriers perceived by HCPs

. Participants experienced dilemmas when seeking “medically appropriate
plans” and had distress concerning the planning of medication and
treatments.

Outcome 4: Confronting parents and families

Barriers perceived by HCPs

. Physicians experienced dilemmas when parents seemed unrealistic or
overly optimistic about their child’s condition.

Outcome 5: Socioenvironmental factors
Barriers perceived by HCPs

Study design Patient and relevant Relevant results (per outcome) Additional remarks
& main study objective characteristics
Study design Number and type of Outcome definition: Strengths:

e  Constant quality of interviews by conducting all interviews by
one researcher

e Limited bias by changing contributors’ roles in each interview

Limitations:
e  Conducting the interviews by one interviewer could produce
biased results

. Only participants from different parts of Japan; cultural
background of Japan is reflected by harmony as a great virtue

. Only 1 female participant

Study funding

JSPS Kakenhi grant, a Health and Labour Sciences Research
Grant on Evidence-based Early Diagnosis and Treatment
Strategies for Neuroimmunological Diseases from the Ministry of
Health, Labour and Welfare of Japan, Life Science Foundation of
Japan, Takeda Science Foundation, The Mother and Child Health
Foundation, The Japan Epilepsy Research Foundation and
Kawano Masanori Memorial Public Interest Incorporated
Foundation for Promotion of Pediatrics (YS)

Risk of bias

Aim and appropriateness of qualitative evidence:

Low risk

Reason: Aim was clearly described, qualitative method was
appropriate

Rigour in study design or validity of theoretical approach

Low risk

Reason: Grounded theory approach was used in this study (
enables researchers to extract a new theory through the repeated
process of making an inquiry)

Sample selection

High risk

Reason: Purposive sampling was used to select participant.
Interviewer-participant relationship could have influenced results.
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e  Physicians experienced difficulty that was caused by lack of social
consensus. They craved the availability of consensus justifying their
decision-making process. Their dilemmas appeared when they struggled
to reach agreement with the family, medical staff or society.

Outcome 6: Interactions of the elements

Barriers perceived by HCPs

e  Physicians indicated that their dilemma emerged when they tried to bear
the parents’ pain and burden in combination with the maximal efforts
exerted for the child as a professional paediatrician.

Data collection

Unclear

Reason: Data collection method was described. Duration of
interviews was unclear.

Data analysis
Low risk

Reason: Data analysis was described in detail and done according
to the grounded theory approach. Saturation was achieved.

Results
Low risk
Reason: Reasoning behind results is given. Results are credible.
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Barriers and facilitators of shared decision-making and Advance Care Planning

Sisk et al. Communication in Pediatric Oncology: A Qualitative Study. Pediatrics 2020;146:€20201193.

Study design Patient and relevant Relevant results (per outcome) Additional remarks
& main study objective | characteristics

Study design Number and type of Outcome definition: Strengths:

A qualitative study using | participants: Outcome 1: Building relationships -

semi structured Outcome 2: Exchanging information Limitations:

telephone interviews
using an interview guide

Main study objective

To identify functions of
communication with their
children’s clinicians from
parental perspectives

Additional study
characteristics

USA; 2018-2020;
thematic analysis

77 parents and 1
grandparent of 78
children, with following

diagnoses:
. 35 leukaemia or
lymphoma

. 30 solid tumour
. 13 brain tumour

Age:

(mean, median, range)
Parents

. 20-29 years (n=4
e  30-39 years (n=2
e  40-49 years (n=3
e 50 years (n=19)

)
5)
0)

Sex:

(N (%))

Parents

F=66 (8.56%), M=12
(15.4%)

Children
F=41 (52.6%), M=37
(47.4%)

Ethnicity:
Parents

e White (n=68)

. Black (n=7)

. Asian American
(n=2)

. Hispanic (n=2)

. Other (n=1)

Religious preference:
Not reported

Outcome 3: Enabling family self-management
Outcome 4: Providing validation

Outcome 5: Managing uncertainty

Outcome 6: Supporting hope

Outcome 7: Making decisions

QOutcome 8: Central role in relationship

Results

Outcome 1: Building relationships

Every transcript identified “Building relationships”.

Facilitators perceived by parents

. Many parents identified the importance of open and reassuring nonverbal cues, e.g. sitting,
making eye contact, smiling, and maintaining an open posture.

Outcome 2: Exchanging information

Every transcript identified “exchanging information”.

Facilitators perceived by parents

e Nearly all parents mentioned the importance of consistent, accurate, and timely information that
was understandable.

e  Parents highlighted the importance of meeting their unique information needs, especially related
to the level of detail, pacing of information, and setting of the conversation.

Barriers perceived by parents

. Some parents desired transparent disclosure of difficult news. Others preferred these
conversations to be tempered or delayed.

Outcome 3: Enabling family self-management

75/78 transcripts identified “enabling family self-management”

Facilitators perceived by parents

. Many parents noted the importance of knowing what to expect.

. Some parents noted the need for training in technical skills to care for their child.

Outcome 4: Providing validation

65/78 transcripts identified “providing validation”.

Facilitators perceived by parents

. Many parents noted the importance of being empowered.

. Parents described the importance of having their concerns taken seriously.
e  Parents felt validated when clinicians reinforced their “good parent” beliefs.

. Parents were predominantly well-
educated, white mothers.

. Children with brain tumours and older
children were underrepresented.

. Due to the performed telephone
interviews, nonverbal cues might
have been missed.

. Recall and conformity bias may have
occurred.

e  The perspectives of paediatric
children have not been evaluated.

Study funding

The National Centre for Advancing
Translational Sciences of the National
Institutes of Health and the Conquer
Cancer Foundation of the American
Society of Clinical Oncology Young
Investigator Award, the National Institutes
of Health (NIH).

Risk of bias

Aim and appropriateness of qualitative
evidence:

Low risk

Reason: Aim was clearly described,
qualitative method was appropriate

Rigour in study design or validity of
theoretical approach

Low risk

Reason: Epstein and street’s functional
communication model was used as an a
priori framework.
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Level of education:

Parents

. High school
graduate or less
(n=7)

. Some college or
technical school
(n=15)

. College or technical
school graduate
(n=36)

. Graduate or
professional school
(n=20)

Other:

Age at diagnosis

. <12 years (n=51)
e  >13 years (n=27)

Time point in cancer

trajectory

e  Treatment (n=30)

. Survivorship (n=27)

. Bereavement
(n=21)

Outcome 5: Managing uncertainty

59/78 transcripts identified “managing uncertainty”.

Facilitators perceived by parents

e  Many parents wanted clinicians to explore uncertainties and unknowns, and develop contingency
plans.

Barriers perceived by parents

e  Clinicians sometimes offered guesses when facing uncertainty, which was sometimes helpful.
However, at other times, guesses were frustrating.

Outcome 6: Supporting hope

47/78 transcripts identified “supporting hope.

Facilitators perceived by parents

. Many parents expressed that hope was essential for their coping and wellbeing.

Barriers perceived by parents

. Many parents varied in their preferences for how clinicians should support hope. Some parents
preferred clinicians to emphasize positives. For some parents, clinicians supported hope by
expressing an intention to cure the child, even if cure was unlikely. Other parents expressed the
importance of avoiding false hopes.

Outcome 7: Making decisions

46/78 transcripts identified “making decisions”.

Facilitators perceived by parents

. Many parents indicated a preference for involvement in decision-making and expressed
frustration when not involved.

Outcome 8: Central role in relationship

Facilitators perceived by parents

. Relationships influenced exchange of information, because parents believed the information if the
clinician had credibility.

Sample selection
Low risk

Reason: Stratified sampling was used to
select participants. Participants with any
relationships to the authors were excluded.
Thus, influence of interviewer-participant
relationship was minimal

Data collection

Low risk

Reason: Data collection method i.e. place,
duration and interviewer were clearly
described.

Data analysis
Low risk

Reason: Data analysis was described in
detail and done according to the grounded
theory approach. Saturation was achieved.

Results

Low risk

Reason: Reasoning behind results is
given. Results are credible.

Richtlijn palliatieve zorg voor kinderen - 2022




Barriers and facilitators of shared decision-making and Advance Care Planning

Superdock et al. Exploring the vagueness of Religion & Spirituality in complex paediatric decision-making: a qualitative study. BMC Palliat Care 2018;17:107.

Study design Patient and relevant characteristics | Relevant results (per outcome) Additional remarks
& main study objective
Study design Number and type of participants: Outcome definition: Strengths:

Longitudinal, qualitative,
descriptive design, with
longitudinal series of one-
on-one interviews, field
notes, questionnaires, and
medical chart data

Main study objective

To illuminate the influence
of R&S on parental
decision-making and
explore how HCPs interact
with parents for whom
R&S are important

Additional study
characteristics

USA; 2008-2011; content
analysis techniques
described by Hsieh and
Shannon

Time of follow-up
Median=380 days,
mean=324 days (range=8-
531, SD=174 days)

28 parents of 17 children, with

following diagnoses:

e 5 complex congenital heart
disease

. 7 genetic/metabolic
disease/HSCT

. 5 extreme prematurity

108 health care professionals of
following specialties:

. 30 attending physicians

e 5 fellow physicians

e 25 nurse practitioners

e 27 nurses

. 22 social workers

Age:

(mean, median, range)
Parents

Mean: 32 years (range: 21-46,
SD=6.4)

Children of participating parents at

study entrance

. Complex congenital heart
disease: mean=22 days (range:
1-61, SD=27)

e  Genetic/metabolic
disease/HSCT: mean=11 months
(range: 3-21, SD=6)

e  Extreme prematurity: mean=0
days (range: 0-2, SD=1)

Sex:

(N (%))

Parents

F=16 (57.1%), M=12 (42.9%)

Health care professionals

Outcome 1: value & beliefs
Outcome 2: practices
Outcome 3: people

Results

Outcome 1: value & beliefs

. Faith & hope

Barriers perceived by HCPs

. HCPs had mixed feelings about parental hope and faith. Faith kept parents hopeful
enough to be involved and endure stress, but became problematic when cure was no
longer possible from a medical standpoint. Many HCPs began to worry that faith-
based hope was allowing parents to disregard medical evidence when making
decisions.

Facilitators perceived by parents

. Parents believed faith was integral to decision-making, because it gave them
confidence in decisions, guarded against regret, and aided joint decision-making with
their spouse.

. If decisions became more complicated or consequential (e.g. new devices, goals-of-
care, end-of-life), parents spoke more emphatically about the importance of
maintaining hope and faith.

e  God s in control

Facilitators perceived by parents

e  All mothers and most fathers emphasize the belief that God is in control. This belief
empowered parents to make decisions, or at times, it motivated parents to abstain
from making decisions.

. Surrendering control to god-freed parents from the burden to control chaotic situations
themselves, but parents admitted that it was not easy or straightforward and wanted
to remain engaged in their child’s care.

. Parents did not expect HCPs to surrender control to God, but seemed pleased when
physicians acknowledged a higher authority.

Barriers perceived by HCPs and parents

. Many HCPs believed sacrificing control should mean letting “nature take its course”.

. Presence or voice of god

Facilitators perceived by parents

Many parents said they could not have endured their circumstances or made decisions
without God’s presence.

. Belief in miracles/divine intervention

. Our research demonstrates the
need for the development of
clinical and educational tools to
help HCPs approach situation
where R&S are important to
families

Limitations:

. Christianity was the only faith
tradition represented. Future
research should examine the role
of R&S when parents have a
different R&S background or do
not identify with a particular
religion.

. Larger, more diverse studies may
allow for analysis of differences
across race, ethnicity, and
geographic setting, which would
be valuable given the interaction
of these factors with R&S

e  The principal study targeted
many decision-making factors, so
matters pertaining to R&S were
not fully explored in every
interview. Research exclusively
focusing on R&S could
investigate several topics,
including the effects of fervent
belief in miracles on end-of-life
decisions, how parents and HCPs
communicate about R&S beliefs,
and the role of hospital chaplains
and other clergy in decision-
making.

Study funding

Richtlijn palliatieve zorg voor kinderen - 2022




F=77 (71.3%), M=31 (28.7%)

Ethnicity:
Parents

. Caucasian (n=11)

e  Hispanic (n=5)

e African American (n=10)
e  Native American (n=2)

Religious preference:
Parents

e  Christian (n=27)
. Other (n=1)

Health care professionals
. Christian (n=79)

e Jewish (n=7)

e  Hindu (n=8)

e  Other (n=13)

Level of education:

Parents

Average years of education: 14 years
(range: 7-18, SD=2.5)

Other:
Total clinical experience
Mean: 12 years (range: 0-30, SD=9.3)

Experience in current clinical setting or
specialty, i.e. NICU, BMT, etc.

Mean: 8.3 years (range: 0-30,
SD=8.7)

% of children living at study exit

. Complex congenital heart
disease: 40%

e  Genetic/metabolic
disease/HSCT: 71%

e  Extreme prematurity: 40%

Belief in miracles was related to beliefs about God and influenced decisions in similar
ways. If God is in control, then God can intervene in the world and bring about events that
defy medical explanation.

Facilitators perceived by parents

. Belief in miracles sometimes pushed parents to pursue aggressive treatment, and
other times allowed parents to de-escalate aggressive care.

e  To parents, if God miraculously brought their child into the world, he would
miraculously keep them alive, and were therefore less likely to accept poor prognoses
or “give up” hope.

Barriers perceived by parents

. Some parents expressed that they did not feel physicians understood their believes.

Barriers perceived by HCPs

e  HCPs used the term “miracle” reluctantly. Some HCPs said their experience with
medical miracles made them less confident in their ability to “predict the future”, and
more cautious when communicating poor prognosis.

e Meaning of suffering

Facilitators perceived by parents

e The belief that God is perfectly good affected how parents interpreted suffering. Either
God predetermined a purpose for suffering, or he could bring good things from
suffering

Barriers perceived by HCPs

e The issue of suffering seemed to be the greatest point of contention between HCPs
and parents. HCPs believed suffering was only allowed when necessary to prolong a
life of good quality.

e  Physicians felt that parents used R&S beliefs to “rationalize” the infant’s short-term
suffering.

e Inone case, a physician stated that the parents “just didn’t care” that the infant was
suffering.

. Life & death: Facilitators perceived by parents
e  When parents believed they were “meant to be” their child’s parents, they were
empowered to trust their instincts about what was best for the child.

Outcome 2: practices

Praying: Facilitators perceived by parents

e Infour cases, praying played a large role in parents’ decisions, incl. treatment
initiation decisions, choice of hospital, medical procedures, relocation, resuscitation
orders, withdrawal of life-sustaining therapy.

e  Parents did not always state the way the prayers guided the decisions, but were clear
they engendered peace and confidence in their choices.

Outcome 3: people

Barriers perceived by HCPs

. In one case, a HCP reported that a family’s pastor prohibited endotracheal tube
removal, and they abided by that condition while de-escalating care in other ways.

The National Institute of Nursing
Research

Risk of bias

Aim and appropriateness of qualitative
evidence:

Low risk

Reason: Aim was clearly described,
qualitative method was appropriate

Rigour in study design or validity of
theoretical approach

Low risk

Reason: Knowledge in previous
literature on religion and spirituality
was used in as a theoretical approach.

Sample selection

High risk

Reason: Purposive sampling was used
to select participant. Interviewer-
participant relationship could have
influenced results.

Data collection

Low risk

Reason: Data collection method i.e.
place, duration and interviewer were
clearly described.

Data analysis
Low risk

Reason: Data analysis was described
in detail and done according to the
content analysis techniques described
by Hsieh and Shannon. Saturation
was achieved.

Results

Low risk

Reason: Reasoning behind results is
given. Results are credible.
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Facilitators perceived by parents

e  Faith communities did not directly affect decision-making, but one family suggested
that the support of the church community reinforced their decision to leave the
hospital and care for their child at home.
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Barriers and facilitators of shared decision-making and Advance Care Planning

2016;59:283-93.

Zaal-Schuller et al. How parents and physicians experience end-of-life decision-making for children with profound intellectual and multiple disabilities. Res Dev Disabil

Retrospective, qualitative
study, with semi-structured
interviews

Main study objective

To investigate the
experiences of the parents
and the involved physician
during the end-of-life
decision-making (EoLDM)
process for children with
PIMD.

Additional study
characteristics

The Netherlands; study
years not reported;
Analysed using the
qualitative data analysis
software, MaxQDA

participants:

17 parents of 14

children, with following

diagnoses:

. 3 post-
resuscitation

. 5 genetic

condition

. 1 neurologic
condition

. 2 metabolic
condition

. 3 unknown

11 physicians of

following specialties:

e 6 paediatricians

. 1 rehabilitation
specialists

. 1 paediatric
Intensive Care
specialists

. 3 paediatric
Neurologists

Age:

(mean, median, range)
Parents

e  30-39 years

(n=5)

e  40-49 years
(n=9)

e 50-60 years
(n=3)

Children of

participating parents

Outcome 1: the influence of previous healthcare encounters
Outcome 2: anticipation and timing of the EoLDM process
Outcome 3: provision of information and advice

Outcome 4: reasons for disagreement

Outcome 5: contributions to decision-making

Outcome 6: the final decision maker

Results

Outcome 1: the influence of previous healthcare encounters

Facilitators perceived by parents

e  The majority of children had a long-lasting treatment relationship with a certain physician. Parents mentioned
that they would strongly prefer to start the EoLDM process with that physician.

Barriers perceived by parents

* Negative healthcare encounters contributed to a critical attitude towards physicians.

Facilitators perceived by HCPs
. Many physicians mentioned the importance of a long-lasting treatment relationship with the parents.

Outcome 2: anticipation and timing of the EoLDM process

Barriers perceived by parents

. Half of the 17 parents mentioned that they felt it was a missed opportunity that physicians did not take the
initiative to talk about EoLDs when the child was still in a stable condition.

Facilitators perceived by HCPs

e  Many physicians named acute deterioration of a child the most common reason to discuss withholding or
withdrawing certain treatments.

e  2/11 HCPs named improvement of physical condition as a reason to reassess the agreements and to
sometimes reverse decisions.

Barriers perceived by HCPs

. Many physicians thought they knew how the parents felt about EoLD, even if they have never discussed it with
the parents before.

. Many physicians had an idea about how parents felt about EoLD, but found it very difficult to identify when
parents were ‘ready’ to discuss these decisions.

Outcome 3: provision of information and advice

Facilitators perceived by parents

e  4/17 parents emphasized that the information and advice provided by their child’s regular physician was very
important to them during the EoLDM process.

Study design Patient and relevant Relevant results (per outcome) Additional remarks
& main study objective characteristics
Study design Number and type of Outcome definition: Strengths:

Both parents and
physicians involved in
the care of a particular
child were interviewed,
which makes it possible
to directly compare
their experiences
during the EoLDM
process

Limitations:

Recall bias is possible
because the
participants were asked
to reflect on an EoLDM
process that occurred
in the past

It is unknown how the
fact that some children
stayed alive after the
EoLD was made, while
others died, influenced
the way parents in
retrospect experienced
the EoLDM process;
parents can have a
more positive view if
their child was still alive

The fathers’
perspective is almost
entirely lacking,
because most of the
interviews were
performed with the
mothers, probably
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e  0-4 years (n=2)

e  5-9years (n=1)

. 10-14 years
(n=8)

. 15-19 years
(n=3)

Physicians

e  40-49 years
(n=3)

. 50-60 years
(n=8)

Sex:

(N (%))

Parents

F=14 (82.4%), M=3
(17.6 %%)

Children of
participating parents
F=10 (71.4 %%), M=4
(28.6%)

Physicians
F=9 (81.8%), M=2
(10.2%)

Ethnicity:
Parents:

e  Dutch (n=13)
e  Moroccan (n=4)

Religious preference:

Parents:

. Protestant (n=2)

e Islamic (n=4)

. No affiliation
(n=11)

Physicians:

e  Catholic (n=2)

. Protestant (n=1)

e  No affiliation
(n=8)

. Many parents indicated that conversations with other parents who had been through the same would have been
informative and supportive, because they would understand their feelings and complexity of their
considerations.

Barriers perceived by parents

e  The majority of parents expressed a lack of information during the EoLDM process, e.g. about available
treatment options.

e  Many parents felt they lacked necessary medical background to put the received information in the right context.

Facilitators perceived by HCPs

. Some physicians thought that parents were particularly capable of understanding the information, because of
their knowledge of the medical conditions and their experiences with treatments during previous critical illnesses
of their child.

Barriers perceived by HCPs

. Physicians mentioned that they put lots of effort into giving clear information and advice to parents, but this is
complicated by an uncertain prognosis and unforeseen complications.

e  Almost half of the physicians thought that parents find it hard to completely comprehend all of the information,
because of a lack of sufficient medical background to put the information in the right context.

. Physicians mentioned that for some parents, especially with non-Dutch backgrounds, it is difficult to fully
comprehend medical concepts.

Outcome 4: reasons for disagreement

8/17 parents recalled one or more disagreements with a physician during the EoLDM process.

Facilitators perceived by parents

. Not all of the parents believed that disagreements were disturbing. They made them reconsider their opinion
about which choice to make.

Barriers perceived by parents

. Parents mentioned that disturbing disagreements arose especially after an acute deterioration of their child’s
condition, because decisions had to be made under time pressure and often without their regular physician.

e  Parents felt not heard and felt that physicians regarded their child’s life as less valuable than a typically
developed child.

. One couple of parents with a Moroccan background reported that the cultural and legislative differences
between The Netherlands and Morocco were a complicating factor, which caused disagreement with
physicians.

Facilitators perceived by HCPs

. Physicians emphasized that not all disagreements were disturbing. Disagreements could also challenge them to
think about alternatives that would be more suitable for the specific situation of the child.

Barriers perceived by HCPs

. EoLDM could be complicated by differences in ethnic, religious and/or linguistic backgrounds.

Barriers perceived by HCPs and parents

. 2/11 HCPs and 3/17 parents expressed that disturbing disagreements had arisen when parents still wanted
‘everything to be done’, also treatments physicians considered to be futile at that point.

e HCPs and 2/17 parents mentioned disagreement when parents wanted a treatment to be forgone, while the
physician still anticipated a realistic chance of improvement.

because they are the
primary caregiver

e  Physicians were
reluctant to speak
about their
disagreements with
individual parents,
which led to broad
answers that made
making comparisons
between parents’ and
physicians’ experiences
more difficult

e  This study only
describes experiences
of EoLDM in Dutch
hospitals, which may
limit generalizability

Study funding
Rehabilitation Fund (het
Revalidatiefonds); the Fund
for Intellectual Disabilities
(het Fonds Verstandelijk
Gehandicapten); and the
Erasmus Medical Centre,
Department of Intellectual
Disability Medicine

Risk of bias

Aim and appropriateness of
qualitative evidence:

Low risk

Reason: Aim was clearly
described, qualitative
method was appropriate

Rigour in study design or
validity of theoretical
approach

Low risk

Reason: Knowledge in
previous literature on EoLD
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Level of education:

Parents:

. Primary
education (n=2)

. Secondary
education (n=6)

. Higher education

(n=9)

Other:

Treatment decision

. Forgo
resuscitation
(n=5)

. Forgo life-saving
surgical

procedure (n=2)

e  Forego life
support (n=1)

e  Forego artificial
nutrition (n=2)

e Administrating
medication to
alleviate pain
(n=3)

. Palliative
sedation (n=1)

Deceased
e No (n=12)
e Yes (n=2)

Outcome 5: contributions to decision-making

Facilitators perceived by parents

e Nearly all parents emphasized that they felt that they were the experts on their child, meaning that they know a
lot about the medical conditions of their child, and that they needed to be the ‘translator’ for their child’s
physician (e.g. explaining how their child was feeling and whether their child was in pain).
Parents felt that their role as expert was recognized by the regular physician, although it could take some time
to gain the physician’s trust.

Facilitators perceived by HCPs
. Half of 11 physicians emphasized that they regarded the parents as the expert of their child, because they
needed the parents to be a 'translator’ that told them how their child was doing.

Outcome 6: the final decision maker

Facilitators perceived by parents

. Almost all parents felt that they were the right people to make the final decision, because it were decisions
concerning their own child.

. Many parents expressed that they were glad that they were able to make the EoLD with their involved
physician.

Barriers perceived by parents

. Some parents mentioned it was difficult for them to make certain decisions, e.g. resuscitation orders or
decisions about medical ventilation.

Facilitators perceived by HCPs
. Physicians stressed that making decisions together is very important, because this could facilitate the grieving
process of the parents.
Barriers perceived by HCPs
. Making decisions together with parents meant different things to different physicians;
o  3/11 HCPs agreed that the parents’ opinions should weight the heaviest.
o  4/11 HCPs explained that in their opinion, shared decision-making implied that they supported the
decisions made by the parents.
o  3/11 HCPs expressed their role was solely give objective information to the parents that would enable
them to make the best decisions.
e  Some physicians mentioned that in some situations they had chosen to make the final decision alone. This
happened especially in cases of disagreement in which they wished to protect the child from further suffering.

was used in as a theoretical
approach.

Sample selection
Unclear

Reason: Participants were
selected in different ways,
via participant organizations,
via specialized day care
centres, via an annual
national meeting and via
physicians. Influence of
interviewer-participant
relationship was unclear/not
reported.

Data collection

Low risk

Reason: Data collection
method i.e. place, duration
and interviewer were clearly
described.

Data analysis
Low risk

Reason: Data analysis was
described in detail.
Saturation was achieved.

Results
Low risk
Reason: Reasoning behind
results is given. Results are
credible
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4 Samenvatting en gradering van bewijs
4.1 Effectiviteit van ACP interventies
4.1.1 Geincludeerde uitkomstmaten

Completion of legal statement of treatment preferences
Congruence in end of life treatment preferences among dyads
Agreement to limit treatment among dyads

Agreement to give family leeway among dyads

Anxiety in adolescents

Anxiety in adult surrogates

Depression in adolescents

Depression in adult surrogates

Quality of life in adolescents

Spirituality in adolescents
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4.1.2 Advance Care Planning
Studies Type of Total no. of participants Type of intervention vs control Outcome and Effect size
participants (intervention vs control)
Completion of legal statement of treatment preferences, percentage of dyads who completed legal statement of treatment preferences

Lyon, 2010 (is it safe?)

Adolescents with
HIV-infection aged
14 to 20 years and
their adult
surrogates

Total of 38 dyads
Intervention: 20 dyads

e  Adolescents: 20

e Adult surrogates: 20
Control: 18 dyads

e  Adolescents: 18

e Adult surrogates: 18

Family-centred Advance Care planning
Three weekly 60-90 minute family interview sessions.

Session 1 — Lyon Advance Care Planning Adolescent and

Surrogate Versions

Session 2 — The Respecting Choices Interview, a
facilitated ACP conversation

Session 3 — Completion of the Five wishes, a legal
statement of treatment preferences

Control

Three weekly 60-90 minute family interview sessions:
Session 1 — Developmental History

Session 2 — Safety Tips

Session 3 — School and Career Planning interview

Completion legal statement of preferences at 3-month
follow-up (intervention vs. control)

90% vs. 11%, p<0.001 completed legal statement of treatment
preferences

Lyon, 2014 (a
longitudinal,
randomized, controlled

Adolescents with
cancer aged 14 to
21 and their adult

Total of 30 dyads
Intervention: 17 dyads
e  Adolescents: 17

Family-centred Advance Care planning

Three sixty minute sessions scheduled one week apart.

Session 1 — Lyon Family Centered ACP Survey:
Session 2 — Respecting Choices, a facilitated ACP

Completion of legal statement of treatment preferences at
3 month follow-up (intervention vs. control):

100% vs 0%,

When asked, “When do you think is the best time to bring up

Quality of evidence:
Conclusion:

trial) surrogates ° Adult surrogates: 17 conversation end-of-life decisions?” intervention adolescents responded,
Control: 13 dyads Session 3 — Completion of the Five wishes, a legal “Before getting sick” (19%; n = 3), “At diagnoses” (19%; n= 3),
e  Adolescents: 13 statement of treatment preferences “When first hospitalized” (0%); “When dying” (26%; n = 4), or
Adult surrogates: 13 all of the above (38%;, n = 6). Only one adolescent reported
Usual care ever talking to anyone about wishes for care at EOL before the
Usual care, provision of a brochure with information study
Grade assessment
Study design: +4 2 Randomized Controlled Trial
Study limitations -2 Serious limitations - Selection bias: low 1/2, unclear in 1/2; Attrition bias: low in 2/2; Performance bias: high in 2/2; Detection bias: unclear in 2/2
Consistency: 0 No important inconsistency.
Directness: 0 Results are direct
Precision: -1 Some imprecision due to small sample size (n=68).
Publication bias: 0 Unlikely
Effect size: 0 No large magnitude of effect
Dose-response: 0 Unclear dose-response relationship
Plausible confounding: 0 No plausible confounding

@606 VERY LOW
There is very low quality of evidence that Family-centred Advance Care planning increases the completion of a legal statement of treatment preferences at 3
month follow-up in adolescents with HIV-infection or cancer and their adult surrogates as compared to control or usual care.
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Family-centred Advance Care planning

Studies Type of participants Total no. of participants Type of intervention vs control Outcome and Effect size

(intervention vs control)
Congruence in End of Life treatment preferences, the Prevalence Adjusted Bias Adjusted Kappa (PABAK), higher PABAK scores indicating more congruence in agreement.
PABAK scores: 0 = no agreement; 0 to 0.19 = slight agreement; 0.2 to 0.39 = fair agreement; 0.4 to 0.59 = moderate agreement; 0.6 to 0.79 = substantial agreement; and 0.8 to 1 =
almost perfect agreement.

Lyon, 2017 Adolescents with HIV- Total of 105 dyads Family-centred Advance Care planning Congruence in treatment preferences post-session
infection aged 14 to 20 Intervention: 54 dyads Three sixty minute sessions scheduled one week 2 (intervention vs control)
years and their adult e  Adolescents: 54 apart_. ‘ . Situation 1 — Long hospita_lization
surrogates «  Adult surrogates: 54 Sess!on 1-Lyon Famlly Cer_1tered ACE_Suwey: PABAK = 0.688 (substantial agreement) vs
: Session 2 — Respecting Choices, a facilitated ACP PABAK = 0.335 (fair agreement)
Control: 51 dyads conversation e Situation 2 — functional impairment
e  Adolescents: 51 Session 3 — Completion of the Five wishes, a legal PABAK = 0.687 (substantial agreement) vs
e Adult surrogates: 51 statement of treatment preferences PABAK = 0.029 (slight agreement)
. Situation 3 — mental impairment
Control PABAK = 0.717 (substantial agreement) vs
Three sixty minute sessions scheduled one week PABAK = 0.341 (fair agreement)
apart.
Session 1 — Developmental History. Congruence in treatment preferences at 3 month
Session 2 — Safety Tips follow-up (intervention vs control)
Session 3 — Nutrition and exercise e  Situation 1 — Long hospitalization

PABAK = 0.599 (moderate agreement) vs PABAK
= 0.34 (fair agreement)

e  Situation 2 — functional impairment:
PABAK = 0.318 (fair agreement) vs PABAK =
0.031 (slight agreement)

e  Situation 3 — mental impairment
PABAK = 0.419 (moderate agreement) vs PABAK
= 0.328 (fair agreement)

Grade assessment

Study design: +4 1 Randomized Controlled Trial

Study limitations -2 Serious limitations - Selection bias: unclear; Attrition: bias high; Performance bias: high; Detection bias: unclear
Consistency: 0 No important inconsistency. Only 1 study performed

Directness: 0 Results are direct

Precision: -1 Some imprecision (sample size =105) Only 1 study performed

Publication bias: 0 Unlikely

Effect size: 0 No large magnitude of effect

Dose-response: 0 Unclear dose-response relationship

Plausible confounding: 0 No plausible confounding

Quality of evidence: DOe66 VERY LOW

Conclusion: There is very low quality of evidence that Family-centred Advance Care planning increases congruence in treatment preferences post-session-2 and at 3 month

follow-up among adolescents with HIV-infection and their adult surrogates in the situations long hospitalization, functional impairment and mental impairment,
as compared to control. It was unclear whether this effect was significant.
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Family-centred Advance Care planning

Studies Type of participants Total no. of participants Type of intervention vs control Outcome and Effect size
(intervention vs control)
Congruence in End of Life treatment preferences, chance-adjusted agreement between surrogate and adolescent responses was assessed using the k-coefficient

Lyon, 2013 Adolescents with cancer  Total of 30 dyads Family-centred Advance Care planning Treatment preference congruence post-session 3
aged 14 to 21 and their Intervention: 17 dyads Three sixty minute sessions scheduled one week (Intervention vs control):
adult surrogates e  Adolescents: 17 apart. K coefficients assessed chance-adjusted agreement
. Session 1 — Lyon Family Centered ACP Survey: between surrogate and adolescent responses, and
*  Adult surrogates: 17 Session 2 — Respecting Choices, a facilitated ACP difference in K coefficients between conditions was
Control: 13 dyads conversation tested.
e Adolescents: 13 Session 3 — Completion of the Five wishes, a legal e  Situation 1 - long hospitalization
Adult surrogates: 13 statement of treatment preferences K=0.59vs K=-0.13; p = 0.001
e  Situation 2 — treatments would extend my life
Usual care K=0.6 vs K=-0.06; p <0.001

Usual care, provision of a brochure with information . Situation 3 — functional impairment

K=0.89vs K=0.11; p < 0.001

. Situation 4 — mental impairment
K=0.63vs K=0.19; p <0.001

. Situation 5 — attempting cardiopulmonary
resuscitation
K=0.34 vs K=-0.03; p=0.12;

. Situation 6 — mechanical ventilation
K'=1.00 vs K =-0.00; p <0.001

Grade assessment

Study design: +4 1 Randomized Controlled Trial

Study limitations -1 Some limitations - Selection bias: low; Attrition bias: low ; Performance bias: high; Detection bias: unclear
Consistency: 0 No important inconsistency. Only 1 study performed

Directness: 0 Results are direct

Precision: -2 Some imprecision due to small sample size (n=30). Only 1 study performed

Publication bias: 0 Unlikely

Effect size: 0 No large magnitude of effect

Dose-response: 0 Unclear dose-response relationship

Plausible confounding: 0 No plausible confounding

Quality of evidence: DOe66 VERY LOW

Conclusion: There is very low quality of evidence that Family-centred Advance Care planning increases congruence in treatment preferences post-session-3 among

adolescents with cancer and their adult surrogates in the situations long hospitalization, treatment would extend my life, functional impairment, mental
impairment, attempting cardiopulmonary resuscitation and mechanical ventilation, as compared to usual care. This effect was not significant for the situation
attempting cardiopulmonary resuscitation.
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Family-centred Advance Care planning

Studies Type of participants Total no. of participants Type of intervention vs control Outcome and Effect size
(intervention vs control)
Agreement to limit treatment post-session 2, percentage of dyads that decided to limit treatment

Lyon, 2017 Adolescents with HIV- Total of 105 dyads Family-centred Advance Care planning Agreement to limit treatment post-session 2
infection aged 14 to 20 Intervention: 54 dyads Three sixty minute sessions scheduled one week apart. (intervention vs control)
years and their adult e  Adolescents: 54 Sess!on 1-Lyon Famlly Ceptered ACI.:’.Survey: F’ercentage of dyads that deglded to I.|m|t trgatment
surrogates «  Adult surrogates: 54 Session 2_— Respecting Choices, a facilitated ACP _stop all efforts to keep me alive, quality of life is more
’ conversation important than length of life’
Control: 51 dyads Session 3 — Completion of the Five wishes, a legal e  Situation 1 — Long hospitalization
e  Adolescents: 51 statement of treatment preferences 14.6% vs 0%, p=0.013
e  Adult surrogates: 51 e  Situation 2 — Functional impairment
Control 12.5% vs 4.4%, p = 0.269
Three sixty minute sessions scheduled one week apart. . Situation 3 — Mental impairment
Session 1 — Developmental History. 22.9% vs 4.4%, p =0.015

Session 2 — Safety Tips
Session 3 — Nutrition and exercise

Grade assessment

Study design: +4 1 Randomized Controlled Trial

Study limitations -2 Serious limitations - Selection bias: unclear; Attrition bias: high; Performance bias: high; Detection bias: unclear
Consistency: 0 No important inconsistency. Only 1 study performed

Directness: 0 Results are direct

Precision: -1 Some imprecision (sample size =105). Only 1 study performed

Publication bias: 0 Unlikely

Effect size: 0 No large magnitude of effect

Dose-response: 0 Unclear dose-response relationship

Plausible confounding: 0 No plausible confounding

Quality of evidence: D66 VERY LOW

Conclusion: There is very low quality of evidence that Family-centred Advance Care planning increases agreement to limit treatment post-session-2 among adolescents

with HIV-infection and their adult surrogates in the situations long hospitalization and mental impairment, as compared to control. This effect was not
significant in the situation of functional impairment.

Richtlijn palliatieve zorg voor kinderen - 2022



Family-centred Advance Care planning

Studies Type of participants Total no. of participants Type of intervention vs control Outcome and Effect size
(intervention vs control)
Agreement to limit treatment at 3 month follow-up, percentage of dyads that decided to limit treatment

Lyon, 2010 Adolescents with HIV- Total of 38 dyads Family-centred Advance Care planning Agreement of dyads to limit extraordinary
infection aged 14 to 20 Intervention: 20 dyads Three weekly 60-90 minute family interview sessions. treatment at 3 month follow-up (intervention vs
years and their adult e  Adolescents: 20 gessiont1 \—/Lygn Advance Care Planning Adolescent and gontrolt)  dvads (adol . o adult
surrogates «  Adult surrogates: 20 urrogate Versions ercentage of dyads (adolescents and adu

Session 2 — The Respecting Choices Interview, a facilitated ACP  surrogates) that decided to stop treatment ‘stop all

Control: 18 dyads conversation efforts to keep me alive’.
e  Adolescents: 18 Session 3 — Completion of the Five wishes, a legal statement of
e  Adult surrogates: 18 treatment preferences . Situation 1 - Long hospitalization
15% (n=3)vs 6% (n=1),p =0.187
Control e  Situation 2 - Functional impairment
Three weekly 60-90 minute family interview sessions: 25% (n =5) vs 28 % (n=15), p =1.000
Session 1 — Developmental History e  Situation 3 - Mental impairment
Session 2 — Safety Tips 30% (n =6) vs 17% (n- = 3), p = 0.528.
Session 3 — School and Career Planning interview
Lyon, 2017 Adolescents with HIV- Total of 105 dyads Family-centred Advance Care planning Agreement of dyads to limit extraordinary
infection aged 14 to 20 Intervention: 54 dyads Three sixty minute sessions scheduled one week apart. treatment at 3 month follow-up (intervention vs
years and their adult e  Adolescents: 54 Sess?on 1-Lyon Family Cerjtered ACI_’_Survey: _ control) _ o
surrogates «  Adult surrogates: 54 Sess!on 2- Respechr_]g Ch0|ces,_ a fa<_:|I|tated ACP conversation F’ercentage of dyads that degded to I_|m|t trgatment
Session 3 — Completion of the Five wishes, a legal statement of stop all efforts to keep me alive, quality of life is
Control: 51 dyads treatment preferences more important than length of life’
e  Adolescents: 51 e  Situation 1 — Long hospitalization
e  Adult surrogates: 51 Control 9.8% vs 0%, p = unknown
Three sixty minute sessions scheduled one week apart. e  Situation 2 — Functional impairment
Session 1 — Developmental History. 20% vs 4.9%, p = 0.048
Session 2 — Safety Tips e  Situation 3 — Mental impairment
Session 3 — Nutrition and exercise 19.5% vs 7.3%, p = unknown
Grade assessment
Study design: +4 2 Randomized Controlled Trial
Study limitations -2 Serious limitations - Selection bias: unclear in 2/2; Attrition bias: low in 1/2, high in 1/2; Performance bias: high in 2/2; Detection bias: unclear in 2/2
Consistency: 0 No important inconsistency
Directness: 0 Results are direct
Precision: 0 No important imprecision (sample size = 143)
Publication bias: 0 Unlikely
Effect size: 0 No large magnitude of effect
Dose-response: 0 Unclear dose-response relationship
Plausible confounding: 0 No plausible confounding
Quality of evidence: DDhOeO LOW
Conclusion: There is low quality of evidence that Family-centred Advance Care planning increases agreement to limit treatment at 3 month follow-up among adolescents

with HIV-infection and their adult surrogates in the situation of functional impairment, as compared to control. This effect was not significant in the situation of
long hospitalization or mental impairment.
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Family-centred Advance Care planning

Studies

Type of participants

Total no. of participants Outcome and Effect size

(intervention vs control)

Type of intervention vs control

Agreement to give family leeway, extent to which adolescent wished to grand their family leeway ‘do what the family thinks is best at the time.

aged 14 to 21 and their
adult surrogates .

Lyon, 2017 Adolescents with HIV- Total of 105 dyads Family-centred Advance Care planning Agreement to give family leeway post-session
infection aged 14 to 20 Intervention: 54 dyads Three sixty minute sessions scheduled one week apart. 2 (intervention vs control)
years and their adult e  Adolescents: 54 Sess!on 1-Lyon Famlly Ceptred ACP.$urvey: . 62.5% vs. 45.7%, p= 0.1012
surrogates «  Adult surrogates: 54 Sess!on 2- Respect|r_19 Ch0|ces,_ a fac_:|||tated ACP conversation
’ Session 3 — Completion of the Five wishes, a legal statement of
Control: 54 dyads treatment preferences
e  Adolescents: 51
e  Adult surrogates: 51 Control
Three sixty minute sessions scheduled one week apart.
Session 1 — Developmental History.
Session 2 — Safety Tips
Session 3 — Nutrition and exercise
Lyon, 2013 Adolescents with cancer  Total of 30 dyads Family-centred Advance Care planning Agreement to give family leeway post-session

Three sixty minute sessions scheduled one week apart.

Session 1 — Lyon Family Centred ACP Survey:

Session 2 — Respecting Choices, a facilitated ACP conversation
Session 3 — Completion of the Five wishes, a legal statement of
treatment preferences

3 (intervention vs control)
100% vs 62%, p=0.009

Intervention: 17 dyads
Adolescents: 17

e  Adult surrogates: 17
Control: 13 dyads

e  Adolescents: 13

e Adult surrogates: 13 Usual care

Usual care, provision of a brochure with information

Grade assessment
Study design:
Study limitations

Consistency:
Directness:

Precision:
Publication bias:
Effect size:
Dose-response:

Plausible confounding:

Quality of evidence:
Conclusion:

2 Randomized Controlled Trial

Serious limitations - Selection bias: low in 1/2, unclear in 1/2; Attrition bias: low in 1/2, high in 1/2; Performance bias: high in 2/2; Detection bias: unclear in 2/2

No important inconsistency.

Results are direct

No important imprecision (sample size = 135)

Unlikely

No large magnitude of effect

Unclear dose-response relationship

No plausible confounding

©eOeO LOW

There is low quality of evidence that Family-centred Advance Care planning increases agreement to give family leeway post-session-2/3 among adolescents
with cancer and their adult surrogates, as compared to controls. This effect was not signicant among adolescents with HIV-infection and their adult surrogates.
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Family-centred Advance Care planning

Studies Type of participants Total no. of participants Type of intervention vs control Outcome and Effect size
(intervention vs control)
Agreement to give family leeway at 3 month follow-up, extent to which adolescent wished to grand their family leeway ‘do what the family thinks is best at the time.

Lyon, 2017 Adolescents with HIV- Total of 105 dyads Family-centred Advance Care planning Agreement to give family leeway at 3 month
infection aged 14 to 20 Intervention: 54 dyads Three sixty minute sessions scheduled one week apart. follow-up (intervention vs control)
i i - 0, 0, =
years and their adult e  Adolescents: 54 Sess!on 1-Lyon Farmly Ceptred ACP‘$urvey. ‘ 68% vs 51%, p=0.13
surroqates Adult tes: 54 Session 2 — Respecting Choices, a facilitated ACP conversation
9 * ult surrogates: Session 3 — Completion of the Five wishes, a legal statement of
Control: 51 dyads treatment preferences
e  Adolescents: 51
e Adult surrogates: 51 Control

Three sixty minute sessions scheduled one week apart.
Session 1 — Developmental History.

Session 2 — Safety Tips

Session 3 — Nutrition and exercise

Grade assessment

Study design: +4 1 Randomized Controlled Trial

Study limitations -2 Serious limitations - Selection bias: unclear; Attrition: bias high; Performance bias: high; Detection bias: unclear
Consistency: 0 No important inconsistency. Only 1 study performed

Directness: 0 Results are direct

Precision: -1 Some imprecision (n=105). Only 1 study performed

Publication bias: 0 Unlikely

Effect size: 0 No large magnitude of effect

Dose-response: 0 Unclear dose-response relationship

Plausible confounding: 0 No plausible confounding

Quality of evidence: DOe66 VERY LOW

Conclusion: There is very low quality of evidence that there is no significant effect of Family-centred Advance Care planning on agreement to give family leeway at 3 month

follow-up among adolescents with HIV-infection and their adult surrogates, as compared to controls.
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Family-centred Advance Care planning

Studies Type of Total no. of participants Type of intervention vs control Outcome and Effect size
participants (intervention vs control)

Anxiety in adolescents, Beck Anxiety Index (BAl), score ranging from 0 to 63, higher scores represent presence of more anxiety related symptoms
Scores: 0 to 7 = minimal anxiety; 8 to 15 = mild anxiety; 16 to 25 = moderate anxiety; 26 — 63 = severe anxiety

cancer aged 14 to
21 and their adult
surrogates

Intervention: 17 dyads

e  Adolescents: 17

e Adult surrogates: 17
Control: 13 dyads

e  Adolescents: 13
Adult surrogates: 13

Three sixty minute sessions scheduled one week apart.

Session 1 — Lyon Family Centred ACP Survey:
Session 2 — Respecting Choices, a facilitated ACP
conversation

Session 3 — Completion of the Five wishes, a legal
statement of treatment preferences

Usual care
Usual care, provision of a brochure with information

Lyon, 2010 Adolescents with Total of 38 dyads Family-centred Advance Care planning Mean anxiety scores (intervention vs control)
HIV-infection aged  Intervention: 20 dyads Three weekly 60-90 minute family interview sessions. Baseline
14t020yearsand e  Adolescents: 20 Session 1 — Lyon Advance Care Planning Adolescent 2.76 (95%CI 1.38-4.60) vs 1.38 (95%Cl 0.44—-2.84), p = 0.170
their adult «  Adult surrogates: 20 and Surrogate Versions
: Session 2 — The Respecting Choices Interview, a 3 month follow-up
surrogates Control: 18 dyads facilitated ACP conversation 2.48 (95%CI 1.14-4.34) vs 1.06 (95%Cl 0.24-2.45), p =0.149
e  Adolescents: 18 Session 3 — Completion of the Five wishes, a legal
. Adult surrogates: 18 statement of treatment preferences
Control
Three weekly 60-90 minute family interview sessions:
Session 1 — Developmental History
Session 2 — Safety Tips
Session 3 — School and Career Planning interview
Lyon, 2014 Adolescents with Total of 30 dyads Family-centred Advance Care planning Mean (SD) anxiety scores (intervention vs control)

(according to generalized estimating equation model)
Baseline
6.8(8.2) vs 9.8 (10.0)

3 month follow-up

2.6 (2.2) vs 4.0 (3.20)

There was no significant difference in anxiety scores of
adolescents between intervention and control group, B =- 3.1, p
=0.3542)

Mean (SD) anxiety scores (baseline vs 3-month follow-up)
(according to generalized estimating equation model)
Adolescents

Intervention: 6.8 (8.2) vs 2.6 (2.2), B =-5.6; p = 0.0212
Control: 9.8 (10.0) vs 4.0 (3.2), B =-5.6; p =0.0212

Anxiety scores of adolescents significantly decreased in both
intervention and control group over time.

Grade assessment
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Study design: +4 2 Randomized Controlled Trial

Study limitations -2 Serious limitations - Selection bias: low 1/2, unclear in 1/2; Attrition bias: low in 2/2; Performance bias: high in 2/2; Detection bias: unclear in 2/2
Consistency: 0 No important inconsistency.

Directness: 0 Results are direct

Precision: -1 Some imprecision due to small sample size (n=68).

Publication bias: 0 Unlikely




Effect size: 0 No large magnitude of effect

Dose-response: 0 Unclear dose-response relationship
Plausible confounding: 0 No plausible confounding
Quality of evidence: D66 VERY LOW

There is very low quality of evidence that there is no significant effect of Family-centred Advance Care planning on anxiety at 3 month follow-up in adolescents
with HIV-infection or cancer, as compared to control or usual care.

Conclusion:
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Family-centred Advance Care planning

Studies Type of Total no. of participants Type of intervention vs control Outcome and Effect size
participants (intervention vs control)

Anxiety in adult surrogates, Beck Anxiety Index (BAIl), score ranging from 0 to 63, higher scores represent presence of more anxiety related symptoms
Scores: 0 to 7 = minimal anxiety; 8 to 15 = mild anxiety; 16 to 25 = moderate anxiety; 26 — 63 = severe anxiety

cancer aged 14 to
21 and their adult

Intervention: 17 dyads
e  Adolescents: 17

Three sixty minute sessions scheduled one week apart.

Session 1 — Lyon Family Centred ACP Survey:
Session 2 — Respecting Choices, a facilitated ACP

Lyon, 2010 Adolescents with Total of 38 dyads Family-centred Advance Care planning Mean anxiety scores in adult surrogates(intervention vs
HIV-infection aged  Intervention: 20 dyads Three weekly 60-90 minute family interview sessions. control)
14t020yearsand e  Adolescents: 20 Session 1 — Lyon Advance Care Planning Adolescent Baseline
their adult e Adult surrogates: 20 and Surrogate Versions 1.64 (95%CI 0.62-3.14) vs 2.51 (95%Cl 1.14—4.41), p = 0.394
9 : Session 2 — The Respecting Choices Interview, a
surrogates Control: 18 dyads facilitated ACP conversation 3 month follow-up
e  Adolescents: 18 Session 3 — Completion of the Five wishes, a legal 2.48 (95%Cl 1.20—4.22) 2.35 (95%CI 1.06—4.15), p = 0.901
. Adult surrogates: 18 statement of treatment preferences
Control
Three weekly 60-90 minute family interview sessions:
Session 1 — Developmental History
Session 2 — Safety Tips
Session 3 — School and Career Planning interview
Lyon, 2014 Adolescents with Total of 30 dyads Family-centred Advance Care planning Mean (SD) anxiety scores (intervention vs control)

(according to generalized estimating equation model)
Baseline
3.4 (3.4) vs 4.3 (8.6)

Dose-response:
Plausible confounding:

0
0
0 Unclear dose-response relationship
0 No plausible confounding
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surrogates e  Adult surrogates: 17 conversation
Control: 13 dyads Session 3 — Completion of the Five wishes, a legal 3 month follow-up
e  Adolescents: 13 statement of treatment preferences 4.0 (5.1) vs 3.5(8.7),
Adult surrogates: 13 There was no significant difference in anxiety scores of adult
Usual care surrogates over time between intervention and control group
Usual care, provision of a brochure with information B=-0.9 p=6973
Mean (SD) anxiety scores (Baseline vs 3-month follow-up)
(according to generalized estimating equation model).
Intervention: 3.4 (3.4) vs 4.0 (5.1), p=NS
Control: 4.3 (8.6) vs 3.5 (8.6), 3 =-1.2, P =0.0314
The anxiety of surrogates score dropped significantly in the
control group but increased in families in the intervention group
Grade assessment
Study design: +4 2 Randomized Controlled Trial
Study limitations -2 Serious limitations - Selection bias: low 1/2, unclear in 1/2; Attrition bias: low in 2/2; Performance bias: high in 2/2; Detection bias: unclear in 2/2
Consistency: 0 No important inconsistency.
Directness: 0 Results are direct
Precision: -1 Some imprecision due to small sample size (n=68).
Publication bias: Unlikely
Effect size: No large magnitude of effect




Quality of evidence: DOe66 VERY LOW
Conclusion: There is very low quality of evidence that there is no significant effect of Family-centred Advance Care planning on anxiety at 3 month follow-up in adult
surrogates of adolescents with HIV-infection or cancer, as compared to control or usual care.
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Family-centred Advance Care planning

Studies Type of participants Total no. of participants Type of intervention vs control Outcome and Effect size
(intervention vs control)

Depression in adolescents, Beck depression Inventory-Il (BDI-II). , score ranging from 0 to 63, higher scores represent presence of more depression related symptoms

Scores: 0 to 13 = minimal depression; 14 to 19 = mild depression; 20 to 28 = moderate depression; 19 to 63 = severe depression

Lyon, 2010 Adolescents with HIV- Total of 38 dyads Family-centred Advance Care planning Mean depression scores (intervention vs control)
infection aged 14 to 20 Intervention: 20 dyads Threg weekly 60-90 minute family interview Baseline
years and their adult e Adolescents: 20 sessions. _ 7.8 (95%Cl 4.73-11.69) vs 1.27 (95%Cl 0.22-3.17), p
surrogates «  Adult surrogates: 20 Session 1 — Lyon Advance Carg Planning =0.001
) Adolescent and Surrogate Versions

Control: 18 dyads Session 2 — The Respecting Choices Interview, a 3 month follow-up

e  Adolescents: 18 facilitated ACP conversation 5.06 (95%Cl 2.57-8.39) vs 3.43 (95%Cl 1.35-6.45), p

. Adult surrogates: 18 Session 3 — Completion of the Five wishes, a legal =0.432

statement of treatment preferences

Control

Three weekly 60-90 minute family interview
sessions:

Session 1 — Developmental History

Session 2 — Safety Tips

Session 3 — School and Career Planning interview

Lyon, 2014 Adolescents with cancer  Total of 30 dyads Family-centred Advance Care planning Mean (SD) depression scores (intervention vs
aged 14 to 21 and their Intervention: 17 dyads Three sixty minute sessions scheduled one week control)
adult surrogates Adol ts: 17 apart. (according to generalized estimating equation model)
9 * Ado:scen S tes: 17 Session 1 — Lyon Family Centred ACP Survey: Baseline
* ult surrogates: Session 2 — Respecting Choices, a facilitated ACP 5.5 (4.8 )vs 10.9 (8.1)
Control: 13 dyads conversation
e  Adolescents: 13 Session 3 — Completion of the Five wishes, a legal 3 month follow-up
Adult surrogates: 13 statement of treatment preferences Adolescents: 6.3 (6.3) vs 47.4(4.3),B=-54,p=
0.0268
Usual care Intervention group had a significantly lower depression

Usual care, provision of a brochure with information score at baseline and 3 month follow-up as compared
with controls.

Mean (SD) depression scores (baseline vs 3 month
follow-up)

(according to generalized estimating equation model)
Intervention: 5.5 (4.8) vs 6.3 (5.3),

Control: 10.9 (8.1) vs 7.4 (4.3)

There was no significant difference in depression
scores over time between intervention and control
group B =-3.0, p = 0.1007

Grade assessment

Study design: +4 2 Randomized Controlled Trial
Study limitations -2 Serious limitations - Selection bias: low 1/2, unclear in 1/2; Attrition bias: low in 2/2; Performance bias: high in 2/2; Detection bias: unclear in 2/2
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Consistency:
Directness:

Precision:
Publication bias:
Effect size:

Dose-response:

Plausible confounding:

Quality of evidence:
Conclusion:

o

O O oo

No important inconsistency.

Results are direct

Some imprecision due to small sample size (n=68).

Unlikely

No large magnitude of effect

Unclear dose-response relationship

No plausible confounding

S666 VERY LOW

There is very low quality of evidence that Family-centred Advance Care planning decreases depression at 3 month follow-up in adolescents with cancer, as
compared to usual care. There is no significant effect among adolescents with HIV-infection.
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Family-centred Advance Care planning

Type of participants Total no. of participants Type of intervention vs control

Studies

(intervention vs control)

Outcome and Effect size

Depression in adult surrogates, Beck depression Inventory-Il (BDI-Il). , score ranging from 0 to 63, higher scores represent presence of more depression related symptoms
Scores: 0 to 13 = minimal depression; 14 to 19 = mild depression; 20 to 28 = moderate depression; 19 to 63 = severe depression

Session 1 — Lyon Family Centred ACP Survey:

*  Adult surrogates: 17 Session 2 — Respecting Choices, a facilitated ACP

Control: 13 dyads conversation
e  Adolescents: 13 Session 3 — Completion of the Five wishes, a legal
Adult surrogates: 13 statement of treatment preferences

Usual care

Usual care, provision of a brochure with information

Lyon, 2010 Adolescents with HIV- Total of 38 dyads Family-centred Advance Care planning Mean depression scores (intervention vs control)
infection aged 14 to 20 Intervention: 20 dyads Threg weekly 60-90 minute family interview Baseline
years and their adult e Adolescents: 20 sessions. _ 2.0 (95%CI 0.66—4.09) vs 3.65 (95%CI 1.62-6.50), p
surrogates «  Adult surrogates: 20 Session 1 — Lyon Advance Carg Planning =0.261
) Adolescent and Surrogate Versions
Control: 18 dyads Session 2 — The Respecting Choices Interview, a 3 month follow-up
e  Adolescents: 18 facilitated ACP conversation 2.73 (95%Cl 1.26—-4.77) vs 3.29 (95%Cl 1.57-5.65), p
. Adult surrogates: 18 Session 3 — Completion of the Five wishes, a legal =0.676
statement of treatment preferences
Control
Three weekly 60-90 minute family interview
sessions:
Session 1 — Developmental History
Session 2 — Safety Tips
Session 3 — School and Career Planning interview
Lyon, 2014 Adolescents with cancer  Total of 30 dyads Family-centred Advance Care planning Mean (SD) depression scores (intervention vs
aged 14 to 21 and their Intervention: 17 dyads Three sixty minute sessions scheduled one week control)
adult surrogates e  Adolescents: 17 apart. (according to generalized estimating equation model)

Baseline

5.4 (6.6) vs 5.8 (5.8)

3 month follow-up

5.3(7.7) vs 5.3(8.0),3=-0.4,p=0.8424

There was no significant difference in depression
scores of adult surrogates between intervention and
control group.

Mean (SD) depression scores (baseline vs 3 month
follow-up)

(according to generalized estimating equation model)
Intervention 5.4 (4.8 vs 5.3 (7.7), p = NS

Control: 5.8 (5.8) vs 5.3 (8.0), P = NS

There was no significant difference in depression
scores over time between intervention and control
group B =-0.9 p = 0.5357

Grade assessment
Study design:
Study limitations

Consistency:
Directness:

+4

o

2 Randomized Controlled Trial

Serious limitations - Selection bias: low 1/2, unclear in 1/2; Attrition bias: low in 2/2; Performance bias: high in 2/2; Detection bias: unclear in 2/2

No important inconsistency.
Results are direct
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Precision:
Publication bias:
Effect size:

Dose-response:

Plausible confounding:

Quality of evidence:
Conclusion:

O O oo

Some imprecision due to small sample size (n=68).

Unlikely

No large magnitude of effect

Unclear dose-response relationship

No plausible confounding

@606 VERY LOW

There is very low quality of evidence that there is no significant effect of Family-centred Advance Care planning on depression at 3 month follow-up in adult
surrogates of adolescents with HIV-infection or cancer, as compared to control or usual care.
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Family-centred Advance Care planning

Studies Type of participants Total no. of participants Type of intervention vs control Outcome and Effect size
(intervention vs control)
Health-related Quality of Life, Paediatric Quality of life inventory (Peds QL 4.0), higher score representing higher quality of life

Lyon, 2010 Adolescents with HIV- Total of 38 dyads Family-centred Advance Care planning Generic health-related Quality of Life at 3-month
infection aged 14 to 20 Intervention: 20 dyads Three weekly 60-90 minute family interview follow-up (Intervention vs. control)
years and their adult e  Adolescents: 20 sessions. ‘ Adolescents: 338.5 (95%Cl 321-355) vs. 345.6 (95%CI
surrogates «  Adult surrogates: 20 Session 1 — Lyon Advance Carg Planning 327.3-363.1), p = 0.568
’ Adolescent and Surrogate Versions

Control: 18 dyads Session 2 — The Respecting Choices Interview, a

e  Adolescents: 18 facilitated ACP conversation

. Adult surrogates: 18 Session 3 — Completion of the Five wishes, a legal

statement of treatment preferences

Control

Three weekly 60-90 minute family interview
sessions:

Session 1 — Developmental History

Session 2 — Safety Tips

Session 3 — School and Career Planning interview

Lyon, 2014 Adolescents with cancer  Total of 30 dyads Family-centred Advance Care planning Mean (SD) Quality of life scores (intervention vs
aged 14 to 21 and their Intervention: 17 dyads Three sixty minute sessions scheduled one week control)
adult surrogates Adolescents: 17 apart. (according to generalized estimating equation model)
9 * Adult tes: 17 Session 1 — Lyon Family Centred ACP Survey: Baseline
* ult surrogates: Session 2 — Respecting Choices, a facilitated ACP ~ Adolescents: 71.9 (17.4) vs 68.7 (17.4)
Control: 13 dyads conversation
e  Adolescents: 13 Session 3 — Completion of the Five wishes, a legal 3 month follow-up
Adult surrogates: 13 statement of treatment preferences Adolescents: 77.2 (13.4) vs 4 76.2 (10.4)),B=3.1,p =
0.6123
Usual care There was no significant difference in Quality of life

Usual care, provision of a brochure with information scores of adolescents at baseline and 3 month follow-
up between intervention and control.

Mean (SD) Quality of Life scores (baseline vs 3
month follow-up)

(according to generalized estimating equation model)
Adolescents

Intervention: 71.9 (17.4) vs 77.2 (13.4), P = NS
Control: 68.7 (17.4) 76.2 (10.4), p = NS

Intervention vs control (over time): B =5.9, p =0.1123
There was no significant difference in Quality of Life in
adolescents scores over time between intervention
and control group

Grade assessment

Study design: +4 2 Randomized Controlled Trial
Study limitations -2 Serious limitations - Selection bias: low 1/2, unclear in 1/2; Attrition bias: low in 2/2; Performance bias: high in 2/2; Detection bias: unclear in 2/2
Consistency: 0 No important inconsistency.
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Directness:
Precision:
Publication bias:
Effect size:

Dose-response:

Plausible confounding:

Quality of evidence:
Conclusion:

O O oo

Results are direct

Some imprecision due to small sample size (n=68).

Unlikely

No large magnitude of effect

Unclear dose-response relationship

No plausible confounding

@606 VERY LOW

There is very low quality of evidence that there is no significant effect of Family-centred Advance Care planning on Quality of Life at 3 month follow-up in
adolescents with HIV-infection or cancer, as compared to control or usual care.
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Family-centred Advance Care planning

Studies Type of participants Total no. of participants Type of intervention vs control Outcome and Effect size
(intervention vs control)
Spiritual well-being, Spiritual Well-Being Scale of the Functional Assessment of Chronic lliness Therapy Version 4, higher score indicating better spiritual well-being

Lyon, 2014 (a Adolescents with cancer  Total of 30 dyads Family-centred Advance Care planning Mean (SD) spirituality scores (intervention vs
longitudinal, aged 14 to 21 and their Intervention: 17 dyads Thr?te sixty minute sessions scheduled one week ;Ontflf)')
; . apart. aseline:
Lir;?foﬁ?;eﬁi’al) adult surrogates 233:?23?:2;3, . Session 1 — Lyon Family Centred ACP Survey: Total: 78.9 (13.1) vs 70.8 (7.8)
9 ’ Session 2 — Respecting Choices, a facilitated ACP Peace: 28.2 (3.8) vs 24.4 (5.5)
Control: 13 dyads conversation Faith: 13.2 (4.0) vs 11.8 (3.7)
e  Adolescents: 13 Session 3 — Completion of the Five wishes, a legal
Adult surrogates: 13 statement of treatment preferences 3 month follow-up
Total: 78.2 (8.1) vs 67.2 (14.3)
Usual care Intervention group was higher at baseline and 3 month

Usual care, provision of a brochure with information follow-up, compared to control. § = 8.1, p =.0296.
Peace: 27.6 (3.6) vs 25.4 (4.0)
Intervention group was higher at baseline and 3 month
follow-up, compared to control, g = 3.9, p =.0239
Faith: 12.2 (4.4) vs 9.9 (4.9)
No significant difference between intervention and
control group. B =3.1, p=0.3286

Mean (SD) spirituality scores (baseline vs 3-month
follow-up)

Total

Intervention: 78.9 (13.1) vs 78.2 (8.1),

Control: 70.8 (7.8) vs 67.2 (14.3)

Peace:

Intervention: 28.2 (3.8) vs 27.6 (3.6),

Control: 24.4 (5.5) vs 25.4 (4.0),

Faith:

Intervention: 13.2 (4.0) vs 12.2 (4.4), p = 0.466
Control: 11.8 (3.7) vs 9.9 (4.9), p = 0.446

Faith subscale scores dropped significantly from
baseline to 3 month follow-up

Grade assessment

Study design: +4 1 Randomized Controlled Trial

Study limitations -1 Some limitations - Selection bias: low; Attrition bias: low ; Performance bias: high; Detection bias: unclear
Consistency: 0 No important inconsistency. Only 1 study performed

Directness: 0 Results are direct

Precision: -2 Some imprecision due to small sample size (n=30). Only 1 study performed

Publication bias: 0 Unlikely

Effect size: 0 No large magnitude of effect

Dose-response: 0 Unclear dose-response relationship

Plausible confounding: 0 No plausible confounding

Quality of evidence: DOe66 VERY LOW

Richtlijn palliatieve zorg voor kinderen - 2022



Conclusion: There is very low quality of evidence that Family-centred Advance Care planning increases spiritual well-being at 3 month follow-up in adolescents with cancer,
as compared to usual care.
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4.2 Belemmerende en bevorderende factoren van ACP en gezamenlijke besluitvorming
4.2.1 Geincludeerde thema;s

Information provision

Involvement

Interpersonal relations and communication
Holistic approach to care

Timing

Preparation

Documentation

Setting

Support

Education
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4.2.2 Informatie voorziening
4.2.2.1 Geincludeerde subthema’s
Included subthemes
Information on treatment and prognosis

Uncertainty about diagnosis, prognosis
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4.2.2.2 Informatievoorziening over behandeling en prognose
4.2.2.2.1 Ouderperspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Study Number and type of participants Method Summary of findings

Information provision on treatment and prognosis

Beecham, 18 parents Open-ended, semi-structured interviews. Facilitators perceived by parents

2017 - e 9 parents whose child was currently e Parents mentioned it would be helpful to have more information about treatment
Qualitative receiving palliative care options and likely outcomes.

study e 9 bereaved parents whose child had

received palliative care
Children had following type of conditions:

o 10 neurologic

o 2 metabolic
o 2 oncologic
o 1 gastroenterological
o 1 immunologic
o 1 respiratory
o 1 chromosomal abnormality
Edwards, 44 parents of 43 children: Semi-structured interviews using an open- Facilitators perceived by parents
2020 - e 18 contemporaneous invasive long- ended interview guide. Interviews were e 40/44 emphasized the importance of knowing everything about their child’s
Qualitative term ventilation decision-makers conducted in person or over the phone condition(s) and long-term ventilation, regardless if the information was upsetting or
study » 10 contemporaneous non-invasive not. As they needed this to make a well-informed decision for their child and to be
long-term ventilation decision-makers prepared for the future.
» 8 former invasive long-term ventilation e Majority of the parents felt devastated by their child’s condition and/or tremendously
decision-makers stressed about their decision on long-term ventilation because they felt like they did
» 8 former non-invasive long-term not receive the desired information.
ventilation decision-makers e All families should be offered the full range of options, also to not initiate long-term
1 young woman using invasive long-term ventilation. 1/16 former decision-makers.

ventilation
1 adolescent girl being initiated on non-
invasive long-term ventilation

e  4/44 parents wanted HCPs’ opinions and suggestions about everything, including
what would be the best option for their child

. Information concerning child’s diagnosis or prognosis was insufficient, lacked detail
on long-term ventilation or was not provided timely. 14/28

Barriers perceived by parents

e  4/44 parents acknowledged that they preferred to receive only positive messages
(e.g., the benefits of long-term ventilation) or did not want to hear negative
information (e.g., the risks of long-term ventilation) unless it was specifically
relevant to a decision at hand.

Lord, 2020 — 13 bereaved parents of 12 children with Qualitative, semi-structured interviews. Facilitators perceived by parents
Qualitative medical complexity: e Understanding of the child’s existing medical and technological needs, given that
study . 11 genetic or congenital these often informed ACP decisions.

. 1 acquired
Lotz, 2017 — 11 parents of 9 deceased children with Qualitative, practice-informing, semi-structured  Facilitators perceived by parents
Qualitative following diagnoses: interview study. e Provision of written materials to introduce and inform about ACP, allows parents to
study . 3 cancer determine what they are ready to address in ACP discussions.

. 1 spinal muscular atrophy type |
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. 1 cystic fibrosis

. 1 leukodystrophy

. 1 hypo plastic left heart syndrome
. 1 complex malformation syndrome
. 1 unknown syndrome

Mitchell, 2019
— Qualitative
study

17 parents of 11 deceased children

Child’s diagnosis/Together for Short Lives
category:

e  Category 1 (n=5)

e  Category 2 (n=0)

e  Category 3 (n=2)

. Category 4 (n=4)

In-depth, semi-structured qualitative interview
study.

Facilitators perceived by parents
. Parents wanted to understand/observe implications of particular interventions, such
as ventilation, before this was considered in an ACP.

Cicero-Oneto
2017 —
Qualitative
study

. 13 parents/primary cares of 13 children
with following diagnosis:
e 2 haematological neoplasm
. 9 extracranial solid tumour
. 2 tumour of the CNS
7 out of 13 children had already died

Qualitative study with individual, face-to-face,
semi-structured, and in-depth interviews.

Barriers perceived by parents

e  2/13 parents stressed that the medical discourse, that the oncologist used in
communicating the therapeutic futility to them, made the information provided
incomprehensible.

Mekelenkamp
2020 -

14 parents of 8 children that died within a
year after allogeneic HSCT, with following

Qualitative descriptive study with in-depth
face-to-face individual interviews and a

Barriers perceived by parents
. Parents experienced the complexity of the treatment as hard to understand, and

Qualitative diagnoses: background questionnaire. therefore felt unable to take decision-making responsibility.
study e 2 bone marrow failure Facilitators perceived by parents
e 4 malignancy . Parents felt supported by a consistent, regularly explanation of treatment decisions
. 1 hemoglobinopathy and the feeling they were heard in their concerns.
. 1 primary immune deficiency
Murrell 2018 — 19 families, including 29 parents and 22 Qualitative descriptive design with individual or  Barriers perceived by parents
Qualitative children with Type 1 SMA: small group interviews guided by a semi- e Multiple families reported that they would make different decisions if they had
study . 11 children living structured questionnaire. received more complete or unbiased information on choices about ventilation.
. 11 deceased children
Sisk 2020 — 77 parents and 1 grandparent of 78 children A qualitative study using semistructured Facilitators perceived by parents
Qualitative with following diagnoses: telephone interviews using an interview guide. . Nearly all parents mentioned the importance of consistent, accurate, and timely
study . 35 leukaemia or lymphoma information that was understandable.

. 30 solid tumor
. 13 brain tumor

. Many parents noted the importance of knowing what to expect.

. Parents highlighted the importance of meeting their unique information needs,
especially related to the level of detail, and pacing of information.

. Some parents noted the need for training in technical skills to care for their child.

Barriers perceived by parents

. Some parents desired transparent disclosure of difficult news.

Zaal-Schuller
2016 —
Qualitative
study

17 parents of 14 children with following
diagnoses:

. 3 post-resuscitation

e 5 genetic condition

. 1 neurologic condition

Retrospective, qualitative study, with semi-
structured interviews.

Barriers perceived by parents

e  The majority of parents expressed a lack of information during the EOL decision-
making process, e.g. about available treatment options.

. Many parents felt they lacked necessary medical background to put the received
information in the right context.
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2 metabolic condition

3 unknown

GRADE CERQual assessment (for conclusions reported in more than one study)

Study design:
Methodological
limitations:
Coherence:
Relevance:
Sufficiency of
saturation:
Overall
assessment of
confidence in
findings
Conclusion:

+4
-1

0
0
0

9 qualitative studies

Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 9/9; Study design and theoretical approach: low in 9/9; Sample selection: low in
2/9, unclear in 2/9, high in 5/9; Data collection: low in 8/9, high in 1/9; Data analysis: low in 7/9, unclear in 2/9; Results: low in 9/9

No concerns on coherence

No concerns on relevance

No concerns on sufficiency of saturation

DDDOS MODERATE confidence in the evidence

. Parents expressed the need to know what to expect and wished complete and unbiased information about the child’s condition, likely outcomes and
treatment options (including the option to stop or not initiate treatment) (6 studies).

. Parents needed consistent, accurate and understandable information that is timely and regularly explained, and in accordance with the unique situation of
the child (4 studies). When parents lacked medical background or did not understand the complexity of treatment, they felt unable to take decision-
making responsibility (3 studies).

GRADE CERQual assessment (for conclusions reported in only one study)

Study design:
Methodological
limitations:
Coherence:
Relevance:
Sufficiency of
saturation:
Overall
assessment of
confidence in
findings
Conclusion:

+4
-1

0
0
-1

2 qualitative studies

Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 2/2; Study design and theoretical approach: low in 2/2; Sample selection: unclear
in 1/2, high in 1/2; Data collection: low in 1/2, unclear in 1/2; Data analysis: low in 1/2, unclear in 1/2; Results: low in 2/2

No concerns on coherence

No concerns on relevance

Some concerns on sufficiency of saturation due to small sample size (N=11). Only 1 study performed.

DDOO6 LOW confidence in the evidence

e A minority of parents only wanted to receive negative information when it was relevant for a specific decision (1 study).
e Written materials about ACP help parents to determine what they are ready to address (1 study).
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4.2.2.2.2 Kindperspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making

. 1 hepatic primitive
neuroectodermal tumour

. 1 colorectal adenocarcinoma

. 1 pilocytic astrocytoma

. 1 osteosarcoma

e 2 acute lymphoblastic leukaemia
2 of these children were aware of the
prognosis.

Study Number and type of participants Method Summary of findings
Information on treatment and prognosis
Cicero-Oneto e 6 children (4 children of the Qualitative study with individual, face-to-face, Facilitators perceived by children
2017 - participating parents, and 2 other semi-structured, and in-depth interviews. e The children interviewed preferred to hear the information from their parents.
Qualitative study children with incurable or terminal e  The children interviewed focused on the need for their oncologists to speak to them
phase cancer) with following truthfully.
diagnoses: . 1/2 children mentioned having heard of the prognosis in terms of probabilities of

death in the short term and to have previously obtained information about the
disease from the internet.
1/2 children mentioned learning the prognosis in terms of null possibility of cure.

Kelly 2017 — 29 newly diagnosed children with following
Qualitative study ~ diagnoses:

. 15 leukaemia and lymphoma

. 7 central nervous system tumor

e 7 solid tumor

Descriptive qualitative research methods, with
interactive interview techniques.

Facilitators perceived by children

Children consistently mentioned their parents’ and clinicians’ central roles in
meeting their communication needs. Communication preferences and desire for
information, were primarily influenced by what was happening to the child at a given
point.

Children stated that they trust that their parents know how much information they
can handle.

Barriers perceived by children

Information preferences varied and changed as children learned about their
condition;
o  Some children reported wanting to know “everything,” including prognosis
and test results.
o  Some children described wanting to know their treatment plans and what
was going to happen next.
o  Some children did not want to be bothered, they “just want the doctors to
help them get better and to help them get out of there”.

GRADE CERQual assessment

assessment of
confidence in
findings
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Study design: +4 2 qualitative studies

Methodological -1 Aim and appropriateness of qualitative evidence: low in 2/2; Study design and theoretical approach: low in 2/2; Sample selection: high in 2/2; Data collection: low in 2/2;
limitations: Data analysis: low in 2/2; Results: low in 2/2

Coherence: -1 Some concerns on coherence, information preferences vary among children

Relevance: 0 No concerns on relevance

Sufficiency of 0 No concerns on sufficiency of saturation

saturation:

Overall DPHO O LOW confidence in the evidence




Conclusion:

. Some children preferred to hear information from their parents, and mentioned their parents’ and clinicians’ central roles in meeting their communication

needs (2 studies).

. Children’s information preferences varied and tended to change as children learned about their condition (2 studies);
o Some children wanted to know everything including prognosis and test results, and needed their HCPs to speak truthfully to them (2 studies).

o Some children did not want to receive information (1 study).

Study

4.2.2.2.3 Zorgprofessional perspectief
Facilitating and impeding factors of Advance Care Planning and shared decision-making

Number and type of participants

Method

Summary of findings

Information on treatment and prognosis

Edwards, 2017

15 directors/codirectors of paediatric home

In-depth, semi-structured interviews over the

Barriers perceived by HCPs

— Qualitative ventilation programs at children’s hospital phone, using an open-ended interview guide. e Not fully informing families (14/15)
study of following expertise: . Inability to provide prognosis (and sometimes diagnosis) (4/15)
. 11 paediatric pulmonologists . 13/15 directors conceded that using the internet was inevitable, and that it was a
. 2 paediatric intensivists helpful source of information/support. However, they added that it could be
. 2 specialized in both paediatric obstructive, recommending caution, and that families talk to them about what they
pulmonology and critical care find.
. Mixed or inconsistent messages (3/15)
Children treated in children’s hospital: . Inability to really grasp the information provided or the “big picture” (7/15)
Children with Chronic Respiratory Failure . Influence from outside sources/people (6/15)
(CRF) e  Misinformation from outside sources/people (5/15)
Facilitators perceived by HCPs
. Beyond explaining the child’s condition and (when possible) prognosis with and
without long-term ventilation, all directors highlighted the need to inform families of
potential benefits, risks, and burdens, and financial impact of long-term ventilation
for the child and family.
. Directors stressed that HCPs should be transparent, candid and consistent when
conveying information to families and addressing barriers and worries.
Odeniyi, 2017~ 10 Health Care Professionals of following Qualitative study using semi-structured Barriers perceived by HCPs

Qualitative study

expertise:

e  2intensivist attendings
. 1 intensive care fellow
e 4 oncologist attendings
e 3 oncologist fellows

interviews.

Intensivist felt responsible for parents understanding the child’s prognosis and
treatment choices, but struggled with making recommendations about what was
best for the child.

Orkin, 2020 —
Qualitative study

11 Health Care Professionals (8

physicians, 2 nurses, 1 social worker) of

following expertise:

e 2 complex care

. 3 paediatric medicine

e 2 respiratory medicine

. 1 paediatric haematology and
oncology

Qualitative content-analysis study comprising
demographic surveys and individual semi-
structured interviews.

Facilitators perceived by HCPs

HCPs stated the importance of delivering a consistent message between different
HCPs and health care teams.
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1 critical care
1 neonatal intensive care
1 palliative care

Cicero-Oneto
2017 -
Qualitative study

Qualitative study with individual, face-to-face,
semi-structured, and in-depth interviews.

13 paediatric oncologists

Facilitators perceived by HCPs

e  Oncologists said that they preferred that the parents be the ones to determine the
type and amount of information that they needed.

Barriers perceived by HCPs

e  Oncologists mentioned parental difficulty of understanding and accepting the
prognosis.

Day 2018 —
Qualitative study

58 Health Care Professionals specialised

In-depth, semi-structured interviews and

in haematology, haematopoietic stem cell
transplantation or palliative care, working
principally with patients aged 13-25 years.

participant observations (during psycho-social
meetings, day-care meetings and pre-ward
round meeting, and informal conversations).
6 consultants

19 junior doctors (foundation year,

registrar/resident and specialty

registrar/fellow)

9 Clinical Nurse Specialists

10 ward nurses

14 allied HCP (psychologists,

physiotherapists, dieticians and social

workers)

Barriers perceived by HCPs
e  HCPs recognize the importance of establishing and respecting what the teenager
wanted and needed to know at different times across the illness.

Henderson 2017
— Qualitative
study

36 Health Care Professionals (including

Qualitative design using a group interview.

medical, nursing, and allied health
professionals)

Facilitators perceived by HCPs
e  Acknowledge the uncertainty of each and every case

Zaal-Schuller
2016 —
Qualitative study

11 Health Care Professionals of following

Retrospective, qualitative study, with semi-

expertise:

structured interviews.
6 paediatricians

1 rehabilitation specialists

1 paediatric Intensive Care

specialists

3 paediatric Neurologists

Barriers perceived by HCPs

e  Physicians mentioned that they put lots of effort into giving clear information and
advice to parents, but this is complicated by an uncertain prognosis and unforeseen
complications.

e  Almost half of the physicians thought that parents find it hard to completely
comprehend all of the information, because of a lack of sufficient medical
background to put the information in the right context.

. Physicians mentioned that for some parents, especially with non-Dutch
backgrounds, it is difficult to fully comprehend medical concepts.

. Some physicians thought that parents were particularly capable of understanding
the information, because of their knowledge of the medical conditions and their
experiences with treatments during previous critical illnesses of their child.

GRADE CERQual assessment (for conclusions reported in more than one study)

Study design:
Methodological
limitations:
Coherence:
Relevance:

Sufficiency of
saturation:

+4 7 qualitative studies

-1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 7/7; Study design and theoretical approach: low in 6/7, unclear in 1/7; Sample
selection: unclear in 4/7, high in 3/7; Data collection: low in 4/7, unclear in 3/7; Data analysis: low in 5/7, unclear in 2/7; Results: low in 6/7, high in 1/7

0 No concerns on coherence
0 No concerns on relevance
0 No concerns on sufficiency of saturation
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Overall
assessment of
confidence in
findings
Conclusion:

DDPD O MODERATE confidence in the evidence

e Although HCPs mentioned it is complicated to give clear and consistent information due to prognostic uncertainty (3 studies), they acknowledge the need
to deliver transparent, candid and consistent information to parents (3 studies).

e Although HCPs prefer parents and teenagers to determine the type and amount of information they want and need at different times (2 studies), not fully
informing families was perceived as a barrier in ACP discussions (1 study).

. Some HCPs mentioned that understanding medical information and prognosis is difficult for parents (3 studies), especially parents with non-Dutch
backgrounds, other HCPs did consider parents capable of understanding medical information, because of their knowledge and experience with their
child’s medical condition (1 study).

GRADE CERQual assessment (for conclusions reported in only one study)

Study design:
Methodological
limitations:
Coherence:
Relevance:
Sufficiency of
saturation:
Overall
assessment of
confidence in
findings
Conclusion:

+4
-1

0
0
-1

1 qualitative study

Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 1/1; Study design and theoretical approach: low in 1/1; Sample selection: unclear
in 1/1; Data collection: low in 1/1; Data analysis: low in 1/1; Results: low in 1/1

No concerns on coherence

No concerns on relevance

Some concerns on sufficiency of saturation due to small sample size (N=15). Only 1 study performed.

DPE O LOW confidence in the evidence

Misinformation or influence from outside sources and people were mentioned as barriers (1 study).
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4.2.2.3 Onzekerheid over diagnose en prognose

4.2.2.31

Ouder perspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Study Number and type of participants Method Summary of findings
Uncertainty about diagnosis and prognosis
Hein, 2020 — 9 bereaved parents of children aged 2 to 16 2 transdisciplinary workshops: Facilitators perceived by parents
Qualitative years with following type of conditions: e First workshop — discussion groups to e Parents asked that professional discuss hypothetical scenarios.
study . 3 metabolic explore experiences with paediatric
e 2 oncological advance care planning (6 parents, 14
e 2 perinatal HCPs).
e 1 cardiological e  Second workshop — dialogue groups to
. 2 neuromuscular discuss topics such as, participation of
children and adolescents; paediatric
advance care planning documentation;
supplementary written materials (5
parents, 14 HCPs).
Lord, 2020 — 13 bereaved parents of 12 children with Qualitative, semi-structured interviews. Facilitators perceived by parents
Qualitative medical complexity: e  Parents mentioned that the degree of prognostic uncertainty as aspect of their
study . 11 genetic or congenital child’s unique situation needs to be taken into account.
. 1 acquired
Lotz, 2017 — 11 parents of 9 deceased children with Qualitative, practice-informing, semi-structured  Barriers perceived by parents
Qualitative following diagnoses: interview study. e  Parents mentioned the physicians’ reluctance to engage in ACP conversations
study . 3 cancer because of prognostic uncertainty or because they do not face up to the facts.
. 1 spinal muscular atrophy type |
. 1 cystic fibrosis
. 1 leukodystrophy
. 1 hypo plastic left heart syndrome
. 1 complex malformation syndrome
. 1 unknown syndrome
Mitchell, 2019 17 parents of 11 deceased children In-depth, semi-structured qualitative interview Barriers perceived by parents
— Qualitative study. e  Clinical uncertainty was a common experience and was particularly confusing and
study Child’s diagnosis/Together for Short Lives difficult for parents. In this situation, parents hoped for consensus among their
category: HCPs.
e Category 1 (n=5)
. Category 2 (n=0)
. Category 3 (n=2)
. Category 4 (n=4)
Cicero-Oneto . 13 parents/primary cares of 13 children  Qualitative study with individual, face-to-face, Facilitators perceived by parents
2017 — with following diagnosis: semi-structured, and in-depth interviews. e  Parents mentioned the prognosis given to them in terms of death as facilitator, and
Qualitative e 2 haematological neoplasm not wanting to see their child suffer more or undergo a lot of pain.
study . 9 extracranial solid tumour
e 2 tumour of the CNS
7 out of 13 children had already died
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Sisk 2020 — 77 parents and 1 grandparent of 78 children A qualitative study using semistructured Facilitators perceived by parents

Qualitative with following diagnoses: telephone interviews using an interview guide. e  Many parents wanted clinicians to explore uncertainties and unknowns, and
study . 35 leukaemia or lymphoma develop contingency plans.

. 30 solid tumor Barriers perceived by parents

. 13 brain tumor . Clinicians sometimes offered guesses when facing uncertainty, which was

sometimes helpful. But at other times, guesses were frustrating.

GRADE CERQual assessment (for conclusions reported in more than one study)

Study design: +4 5 qualitative studies

Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 5/5; Study design and theoretical approach: low in 5/5; Sample selection: low in
limitations: 1/5, unclear in 1/5, high in 3/5; Data collection: low in 2/5, unclear in 2/5, high in 1/5; Data analysis: low in 3/5, unclear in 2/5; Results: low in 5/5

Coherence: 0 No concerns on coherence

Relevance: 0 No concerns on relevance

Sufficiency of 0 No concerns on sufficiency of saturation

saturation:

Overall DDPDPOS MODERATE confidence in the evidence

assessment of
confidence in
findings
Conclusion: . Parents mentioned that uncertainty on the child’s prognosis can be frustrating and confusing during ACP and EOL discussions, as it often led to guesses
or disagreement among HCPs (3 studies).
. Parents mentioned that uncertainties on diagnosis and prognosis need to be taken into account as an aspect of the child’s unique situation and need to
be explored by HCPs to develop contingent plans (3 studies).

GRADE CERQual assessment (for conclusions reported in only one study)

Study design: +4 1 qualitative study

Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 1/1; Study design and theoretical approach: low in 1/1; Sample selection: high in
limitations: 1/1; Data collection: low in 1/1; Data analysis: low in 1/1; Results: low in 1/1

Coherence: 0 No concerns on coherence

Relevance: 0 No concerns on relevance

Sufficiency of -1 Some concerns on sufficiency of saturation due to small sample size (N=13). Only 1 study performed.

saturation:

Overall DPHOOS LOW confidence in the evidence

assessment of

confidence in

findings

Conclusion: Parents mentioned that a prognosis given in terms of death and not wanting to see their child suffer anymore are helpful for making decisions (1 study).
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4.2.3 Betrokkenheid
4.2.3.1 Geincludeerde subthema’s

Involvement of parents

Involvement of children and young people
Involvement of HCPs

Personal preferences for involvement
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4.2.3.2 Betrokkenheid van ouders

4.2.3.2.1

Ouder perspectief

Study

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Number and type of participants

Method

Summary of findings

Involvement of parents

Beecham, 2017
— Qualitative
study

18 parents

e 9 parents whose child was currently
receiving palliative care

. 9 bereaved parents whose child had
received palliative care

Children had following type of conditions:
o 10 neurologic

2 metabolic

2 oncologic

1 gastroenterological

1 immunologic

1 respiratory

1 chromosomal abnormality

O O O O OO

Open-ended, semi-structured interviews.

Barriers perceived by parents

. Parents mentioned that sometimes HCPs asked them to make a particular decision,
but parents did not always want the HCP to involve them in decision making.

. Sometimes parents were happy to go along with the recommendation given by the
HCP(s), or the HCP(s) went along with the parents’ preference. Other times,
parents and HCPs jointly weighed the benefits and risks of different options.

e  8/18 parents feel like they did not had much choice with regard to feeding options
(e.g. because their child had a nasogastric tube fitted directly after birth).

Facilitators perceived by parents

. Parents stated the importance of clinicians understanding the need for them to take
professional control at certain times and provide practical help.

e  8/18 parents reported accepting clinicians advice after receiving a strong advice
from them regarding limiting treatment, despite misgivings.

Edwards, 2020 —
Qualitative study

44 parents of 43 children:

. 18 contemporaneous invasive long-
term ventilation decision-makers

. 10 contemporaneous non-invasive
long-term ventilation decision-makers

. 8 former invasive long-term
ventilation decision-makers

. 8 former non-invasive long-term
ventilation decision-makers

1 young woman using invasive long-term

ventilation

1 adolescent girl being initiated on non-

invasive long-term ventilation

Semi-structured interviews using an open-
ended interview guide. Interviews were
conducted in person or over the phone

Facilitators perceived by parents

Parents had various approaches to manage stress in decision-making

e 4/44 parents recommended that other parents trust their own intuition and
experience regarding their child, even sometimes over those of medical
professionals.

. Being supportive was considered helpful by contemporaneous decision makers.
5/29

Fahner, 2021 —
Qualitative study

18 Health Care Professionals (1 nurse, 17
physicians) of following expertise:

Qualitative interviews; focus group interviews

and individual interviews.

Facilitators perceived by parents

e  Parents stated that their paediatrician’s acknowledgement of their child as an
individual, and their tasks and expertise as parents, would be a precondition for

. 1 cardiology

e 1 gastroenterology sharing their deepest thoughts regarding their child’s future.

. 1 general paediatrics Facilitators perceived by parents and HCPs

e 1 haematology e Paediatricians and parents expressed the need for a caring attitude and attention
e 2 hereditary and congenital disorders when sharing future perspectives.

. 2 intensive care Barriers perceived by parents

e 3 metabolic diseases e  Parents saw themselves as the best advocates for their child, yet they struggled to
e 1 nephrology define their child’s best interests.

. 1 neurology

° 2 oncology
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. 3 pulmonology

20 parents of 17 children with life-limiting
conditions (10 bereaved parents of 6
children who died) with following
diagnoses:

7 chromosomal anomaly

4 congenital heart disease

2 CNS tumour

1 cystic Fibrosis

1 neuromuscular disease

1 epilepsy syndrome

1 perinatal asphyxia

Fahner, 2020 —
Qualitative study

20 parents of 17 seriously ill children with
following diagnoses:

e 7 chromosomal anomaly

e 4 congenital heart disease

e 2 CNS tumour

. 1 cystic fibrosis

. 1 neuromuscular disease

. 1 epilepsy syndrome

. 1 perinatal asphyxia

6 children are deceased.
10 parents participated in a focus group
interview.

Interpretive qualitative study, with individual
face-to-face interviews and two focus group
interviews.

Facilitators perceived by parents

. Parents want their growing expertise to be acknowledged and taken into account
when it comes to medical decision making, and felt a struggle to be treated as the
expert of their child.

Hein, 2020 —
Qualitative study

9 bereaved parents of children aged 2 to

16 years with following type of conditions:

3 metabolic

2 oncological

2 perinatal

1 cardiological

2 neuromuscular

2 transdisciplinary workshops:

. First workshop - discussion groups to
explore experiences with paediatric
advance care planning (6 parents, 14
HCPs).

e  Second workshop - dialogue groups to
discuss topics such as, participation of
children and adolescents; paediatric
advance care planning documentation;
supplementary written materials (5
parents, 14 HCPs).

Barriers perceived by parents
. Parents disapproved of insensitive communication, discussions at wrong times and
places and unsuitable coping with emotions.

Lord, 2020 —
Qualitative study

13 bereaved parents of 12 children with
medical complexity:

. 11 genetic or congenital

. 1 acquired

Qualitative, semi-structured interviews.

Facilitators perceived by parents

. Parents appreciate when their own expertise in their child’s care was acknowledged
and valued.

. Expressing compassion by the HCPs

Lotz, 2017 —
Qualitative study

11 parents of 9 deceased children with
following diagnoses:

. 3 cancer

. 1 spinal muscular atrophy type |

Qualitative, practice-informing, semi-structured
interview study.

Facilitators perceived by parents
e  All parents wanted to be included in decision-making as partners, to be listened to,
and taken seriously.
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. 1 cystic fibrosis

. 1 leukodystrophy

. 1 hypo plastic left heart syndrome
. 1 complex malformation syndrome
. 1 unknown syndrome

Mitchell, 2019 —
Qualitative study

17 parents of 11 deceased children

Child’s diagnosis/Together for Short Lives
category:

e  Category 1 (n=5)

e  Category 2 (n=0)

e  Category 3 (n=2)

. Category 4 (n=4)

In-depth, semi-structured qualitative interview
study.

Facilitators perceived by parents
. Clear guidance and the support of trusted clinicians was critical.

Orkin, 2020 —
Qualitative study

14 mothers of 14 children

11 Health Care Professionals (8

physicians, 2 nurses, 1 social worker) of

following expertise:

e 2 complex care

. 3 paediatric medicine

e 2 respiratory medicine

. 1 paediatric haematology and
oncology

. 1 critical care

. 1 neonatal intensive care

. 1 palliative care

Qualitative content-analysis study comprising
demographic surveys and individual semi-
structured interviews.

Facilitators perceived by parents

. Parents mentioned the importance of feeling involved, respected, and accepted.

Barriers perceived by parents

e  Parents showed a large variability in how they preferred ACP decisions to be made.
Some wanted to always be seen as the expert. Some wanted the HCP to make the
decisions. Others wanted the HCP to provide them with all options and guidance
regarding what they think is right but allow the parent to make the final decision.

Cicero-Oneto
2017 -
Qualitative study

. 13 parents/primary cares of 13
children with following diagnosis:
e 2 haematological neoplasm
. 9 extracranial solid tumour
. 2 tumour of the CNS

7 out of 13 children had already died

Qualitative study with individual, face-to-face,
semi-structured, and in-depth interviews.

Facilitators perceived by parents
o All the parents agreed that they were the ones legally responsible for their children
and that the oncologists are the true decision-makers.

Mekelenkamp
2020 —
Qualitative study

14 parents of 8 children that died within a
year after allogeneic HSCT, with following
diagnoses:

e 2 bone marrow failure

e 4 malignancy

. 1 hemoglobinopathy

. 1 primary immune deficiency

Qualitative descriptive study with in-depth
face-to-face individual interviews and a
background questionnaire.

Facilitators perceived by parents

e  Parents experiences most decisions as cure directed. Parents did not feel having
made specific decision, but rather felt involved in a HCPs-guided decision-making
process

Murrell 2018 —
Qualitative study

19 families, including 29 parents and 22
children with Type 1 SMA:

. 11 children living

. 11 deceased children

Qualitative descriptive design with individual or
small group interviews guided by a semi-
structured questionnaire.

Facilitators perceived by parents

. Families want their health care team to listen and respect their voice as the expert
who has been constant in the child’s life throughout diagnosis, treatment and
decision-making.
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HCPs should communicate with support and empathy throughout the diagnostic
and treatment process, to prepare families for significant life changes.

Sisk 2020 —
Qualitative study

77 parents and 1 grandparent of 78
children with following diagnoses:

. 35 leukaemia or lymphoma

. 30 solid tumor

. 13 brain tumor

A qualitative study using semistructured

telephone interviews using an interview guide.

Facilitators perceived by parents

Many parents noted the importance of being empowered.
Parents described the importance of having their concerns taken seriously.
Parents felt validated when clinicians reinforced their “good parent” beliefs.

Barriers perceived by parents

Many parents indicated a preference for involvement in decision-making and
expressed frustration when not involved.

Zaal-Schuller
2016 —
Qualitative study

17 parents of 14 children with following
diagnoses:

. 3 post-resuscitation

. 5 genetic condition

. 1 neurologic condition

e 2 metabolic condition

e 3 unknown

Retrospective, qualitative study, with semi-
structured interviews.

Facilitators perceived by parents

Nearly all parents emphasized that they felt that they were the experts on their
child, meaning that they know a lot about the medical conditions of their child, and
that they needed to be the ‘translator’ for their child’s physician (e.g. explaining how
their child was feeling and whether their child was in pain).

Parents felt that their role as expert was recognized by the regular physician,
although it could take some time to gain the physician’s trust.

Almost all parents felt that they were the right people to make the final decision,
because it were decisions concerning their own child.

Many parents expressed that they were glad that they were able to make the EOL
discussions with their involved physician.

GRADE CERQual assessment (for conclusions reported in more than one study)

Study design:
Methodological
limitations:
Coherence:
Relevance:
Sufficiency of
saturation:
Overall
assessment of
confidence in
findings
Conclusion:

+4 14 qualitative studies

-1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 14/14; Study design and theoretical approach: low in 14/14; Sample selection:
low in 2/14, unclear in 3/14, high in 9/14; Data collection: low in 10/14, unclear in 3/14, high in 1/14; Data analysis: low in 9/14, unclear in 5/14; Results: low in 14/14

0 No concerns on coherence
0 No concerns on relevance
0

No concerns on sufficiency of saturation

DDPD O MODERATE confidence in the evidence

. Parents wanted to be acknowledged as the expert of their child, and mentioned the importance of feeling respected, accepted and supported during

decision-making in ACP and EOL discussions (12 studies).

e Parents had different perspectives regarding their level of involvement in ACP and EOL decision-making (7 studies):
o Some parents wanted to make decisions in collaboration with HCPs (6 studies).

Some parents wanted to be the final decision-maker (2 studies).

o
o Some parents did not want to be involved and wanted HCPs to make the decisions (2 studies).
o Some parents felt like they did not have a choice, as there was only one option due to the treatment process (2 studies).

GRADE CERQual assessment (|

Study design:
Methodological
limitations:
Coherence:
Relevance:

for conclusions reported in only one study)

+4 1 qualitative study

-1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 1/1; Study design and theoretical approach: low in 1/1; Sample selection: high in
1/1; Data collection: unclear in 1/1; Data analysis: unclear in 1/1; Results: low in 1/1

0 No concerns on coherence

0 No concerns on relevance
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Sufficiency of -1 Some concerns on sufficiency of saturation, due to small sample size (N=20). Only 1 study performed.

saturation:

Overall BSBO 6 LOW confidence in the evidence

assessment of

confidence in

findings

Conclusion: Parents saw themselves as the best advocates for their child, but struggled to define their child’s best interest (1 study).

4.2.3.2.2 Zorgprofessional perspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Study Number and type of participants Method Summary of findings

Involvement of parents

Edwards, 15 directors/co-directors of paediatric home In-depth, semi-structured interviews over the Facilitators perceived by HCPs

2017 — ventilation programs at children’s hospital of ~ phone, using an open-ended interview guide. e  All directors felt that families should be the final decision-makers.
Qualitative following expertise:

study . 11 paediatric pulmonologists

. 2 paediatric intensivists
. 2 specialized in both paediatric
pulmonology and critical care

Children treated in children’s hospital:
Children with Chronic Respiratory Failure
(CRF)
Fahner, 2021 18 Health Care Professionals (1 nurse, 17 Qualitative interviews; focus group interviews Facilitators perceived by HCPs and parents
— Qualitative physicians) of following expertise: and individual interviews. e  Paediatricians and parents expressed the need for a caring attitude and attention
study 1 cardiology when sharing future perspectives.
1 gastroenterology
1 general paediatrics
1 haematology
2 hereditary and congenital disorders
2 intensive care
3 metabolic diseases
1 nephrology
1 neurology
2 oncology
3 pulmonology

20 parents of 17 children with life-limiting
conditions (10 bereaved parents of 6
children who died) with following diagnoses:
. 7 chromosomal anomaly

e 4 congenital heart disease
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2 CNS tumour

1 cystic Fibrosis

1 neuromuscular disease
1 epilepsy syndrome

. 1 perinatal asphyxia

Odeniyi, 2017 10 Health Care Professionals of following Qualitative study using semi-structured Barriers perceived by HCPs
— Qualitative expertise: interviews. . Intensivists and oncologist struggled with placing the burden of major decisions on
study e  2intensivist attendings parents, because parents have to live with the consequences of their decisions, and

. 1 intensive care fellow because they might not have the medical knowledge to understand the implications

e 4 oncologist attendings of certain conditions.

. 3 oncologist fellows . Oncologist acknowledged that attempts to place decisions solely in parents’ hands
were unfair and place an undue burden on them, especially when the child was
likely to die.

Facilitators perceived by HCPs

. Intensivists described the central importance of listening to parents and respecting
their wishes.

. Both specialties expressed the sentiment that ‘parents are always right” in terms of
their ultimate decision for their child’s care, and acknowledged the need to respect
parental beliefs and decisions because they felt that parents knew their child best.

Hein, 2020 — 14 Health Care Professionals of following 2 transdisciplinary workshops: Barriers perceived by HCPs
Qualitative expertise: e  First workshop - discussion groups to e  Professionals thought that parents were reluctant to engage in decision-making
study e 4 paediatricians explore experiences with paediatric discussions or too overburdened to make a ‘right’ decision.

e 1 emergency physician advance care planning (6 parents, 14 e  Professionals had the impression that parents would take sudden and inexplicable

. 1 psychologist HCPs). decisions.

e 1 chaplain e  Second workshop - dialogue groups to

e 3 nurses (intensive care, out-patient) discuss topics such as, participation of

o 2 social workers children and adolespents; paedlatrlc_:

« 2 special education teachers advance care plaqnlng documentatlon;

supplementary written materials (5

parents, 14 HCPs).
Orkin, 2020 — 14 mothers of 14 children Qualitative content-analysis study comprising Barriers perceived by HCPs
Qualitative demographic surveys and individual semi- . HCPs had varied perspectives regarding family-HCP partnership for SDM. Some
study 11 Health Care Professionals (8 physicians, structured interviews. felt parents were given too much responsibility in ACP. Some felt the decision-

2 nurses, 1 social worker) of following
expertise:

. 2 complex care

. 3 paediatric medicine

e 2 respiratory medicine

. 1 paediatric haematology and oncology

. 1 critical care
. 1 neonatal intensive care
. 1 palliative care

making process should be more collaborative.

Facilitators perceived by HCPs

. HCPs agreed that decisions should be made in partnership with families, respecting
their unique decision-making preferences.
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Day 2018 —
Qualitative
study

58 Health Care Professionals specialised in In-depth, semi-structured interviews and Facilitators perceived by HCPs

haematology, haematopoietic stem cell participant observations (during psycho-social e  When end-of-life issues came to the fore, HCPs acknowledged that it might be
transplantation or palliative care, working meetings, day-care meetings and pre-ward beneficial to involve teenagers and parents to identify the ‘right thing’ from the
principally with patients aged 13-25 years. round meeting, and informal conversations). family’s perspective.

. 6 consultants

. 19 junior doctors (foundation year,
registrar/resident and specialty
registrar/fellow)

. 9 Clinical Nurse Specialists

. 10 ward nurses

. 14 allied HCP (psychologists,
physiotherapists, dieticians and social

workers)
Zaal-Schuller 11 Health Care Professionals of following Retrospective, qualitative study, with semi- Facilitators perceived by HCPs
2016 — expertise: structured interviews. e Half of 11 physicians emphasized that they regarded the parents as the expert of
Qualitative . 6 paediatricians their child, because they needed the parents to be a 'translator’ that told them how
study . 1 rehabilitation specialists their child was doing.
. 1 paediatric Intensive Care specialists e  Physicians stressed that making decisions together is very important, because this
. 3 paediatric Neurologists could facilitate the grieving process of the parents.

Barriers perceived by HCPs

. Many physicians thought they knew how the parents felt about EOL discussions,
even if they have never discussed it with the parents before.

. Making decisions together with parents meant different things to different
physicians;
o  3/11 HCPs agreed that the parents’ opinions should weight the heaviest.
o  4/11 HCPs explained that in their opinion, shared decision-making implied that

they supported the decisions made by the parents.

GRADE CERQual assessment

Study design:
Methodological
limitations:
Coherence:
Relevance:
Sufficiency of
saturation:
Overall
assessment of
confidence in
findings
Conclusion:

+4
-1

0
0
0

7 qualitative studies

Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 7/7; Study design and theoretical approach: low in 7/7; Sample selection: unclear
in 4/7, high in 3/7; Data collection: low in 3/7, unclear in 4/7; Data analysis: low in 4/7, unclear in 3/7; Results: low in 7/7

No concerns on coherence

No concerns on relevance

No concerns on sufficiency of saturation

DDPDPOS MODERATE confidence in the evidence

. HCPs had different perspectives regarding the level of involvement of parents in ACP and EOL decision-making (7 studies):
o Some HCPs felt that parents should be the final decision-makers (3 studies).
o Some HCPs felt the decision-making process should be more collaborative with parents and children, and parents should be acknowledging as their
child’s expert and translator (5 studies).
o Some HCPs were reluctant to engage parents in ACP or EOL decision-making because they felt it would burden parents giving them too much
responsibility (3 studies), or because they thought they already knew how parents felt about these discussions (1 study).
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4.2.3.3 Betrokkenheid van kinderen
4.2.3.3.1  Ouder perspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Study Number and type of participants Method Summary of findings

Involvement of children and young people

Edwards, 44 parents of 43 children: Semi-structured interviews using an open- Facilitators perceived by parents

2020 — e 18 contemporaneous invasive long- ended interview guide. Interviews were e 3/16 former decision-makers wanted their child to be informed as much as possible.
Qualitative term ventilation decision-makers conducted in person or over the phone

study . 10 contemporaneous non-invasive

long-term ventilation decision-makers
e 8 former invasive long-term ventilation
decision-makers
e 8 former non-invasive long-term
ventilation decision-makers
1 young woman using invasive long-term
ventilation
1 adolescent girl being initiated on non-
invasive long-term ventilation

Fahner, 2021 18 Health Care Professionals (1 nurse, 17 Qualitative interviews; focus group interviews Facilitators perceived by parents, children and HCPs
— Qualitative physicians) of following expertise: and individual interviews. e  Paediatricians, parents and children all emphasised the importance of the child’s
study e 1 cardiology perspective.
. 1 gastroenterology Barriers perceived by parents and HCPs
e 1 general paediatrics e  Strategies to elicit the voice of the child are needed, either through direct
¢ 1 haematology communication with the child or by trying to understand the child’s perspective.
e 2 hereditary and congenital disorders
e  2intensive care
e 3 metabolic diseases
. 1 nephrology
. 1 neurology
e 2 oncology
. 3 pulmonology

20 parents of 17 children with life-limiting
conditions (10 bereaved parents of 6
children who died) with following diagnoses:
7 chromosomal anomaly

4 congenital heart disease

2 CNS tumour

1 cystic Fibrosis

1 neuromuscular disease

1 epilepsy syndrome

1 perinatal asphyxia
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13 children with following type of conditions:
1 auto-immune disorder

1 congenital heart disease

2 hematologic disease

1 metabolic disease

3 neuroendocrine disease

2 pulmonary disease

1 renal disease

2 siblings of a child with life-limiting
condition

Fahner, 2020

20 parents of 17 seriously ill children with

Interpretive qualitative study, with individual

Facilitators perceived by parents

— Qualitative following diagnoses: face-to-face interviews and two focus group e  Some parents mentioned taking their child’s perspective helped them define goals
study e 7 chromosomal anomaly interviews. of care and treatment; “what would my child value most?”
e 4 congenital heart disease
e 2 CNS tumour
. 1 cystic fibrosis
. 1 neuromuscular disease
. 1 epilepsy syndrome
. 1 perinatal asphyxia
6 children are deceased.
10 parents participated in a focus group
interview.
Hein, 2020 — 9 bereaved parents of children aged 2 to 16 2 transdisciplinary workshops: Barriers perceived by parents
Qualitative years with following type of conditions: . First workshop — discussion groups to . Parents were sceptical about involving young children.
study e 3 metabolic explore experiences with paediatric e  Parents worried about HCPs being insensitive and scaring younger children off.
e 2 oncological advance care planning (6 parents, 14 Facilitators perceived by parents and HCPs
e 2 perinatal HCPs). . e Parents and professionals agreed that concerned adolescents should be offered
e 1 cardiological *  Second workshop — dialogue groups to separate conversations with professionals.
e 2 neuromuscular discuss topics such as, participation of Facilitators perceived by parents
children and adolesgents; paedlatrlc_: e  Parents asked for support to be able to talk themselves about sensitive issues with
14 Health Care Professionals of following advance care p'ar?”'”g docur_’nentatlon; their child PP
- supplementary written materials (5 eir children.
expertise: parents, 14 HCPs). . Parents asked that professionals take into account individual needs of their child.
e 4 paediatricians
. 1 emergency physician
. 1 psychologist
. 1 chaplain
e 3 nurses (intensive care, out-patient)
e 2 social workers
e 2 special education teachers
Lotz, 2017 — 11 parents of 9 deceased children with Qualitative, practice-informing, semi-structured  Facilitators perceived by parents
Qualitative following diagnoses: interview study. . All parents wanted their child to be involved in ACP (except for infants) relative to its
study e 3cancer developmental maturity.

. 1 spinal muscular atrophy type |
. 1 cystic fibrosis

e  Parents felt that their child should be heard and taken seriously even if unable to
make treatment decisions.
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. 1 leukodystrophy

. 1 hypo plastic left heart syndrome
. 1 complex malformation syndrome
. 1 unknown syndrome

Mekelenkamp 14 parents of 8 children that died within a Qualitative descriptive study with in-depth Barriers perceived by parents
2020 — year after allogeneic HSCT, with following face-to-face individual interviews and a e  Although parents appreciated age-appropriate information for their child, they
Qualitative diagnoses: background questionnaire. reported to have the decisive role for themselves, in which they advocate for
study e 2 bone marrow failure specific wishes for their child.

e 4 malignancy

. 1 hemoglobinopathy

. 1 primary immune deficiency
Murrell 2018 — 19 families, including 29 parents and 22 Qualitative descriptive design with individual or  Facilitators perceived by parents
Qualitative children with Type 1 SMA: small group interviews guided by a semi- e  Families emphasized the importance of treating their child as normally as possible
study e 11 children living structured questionnaire. to maintain a sense of childhood.

. 11 deceased children

GRADE CERQual assessment

Study design:
Methodological
limitations:
Coherence:
Relevance:
Sufficiency of
saturation:
Overall
assessment of
confidence in
findings
Conclusion:

+4
-1

0
0
0

7 qualitative studies

Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 7/7; Study design and theoretical approach: low in 7/7; Sample selection: low in
1/7, unclear in 2/7, high in 4/7; Data collection: low in 4/7, unclear in 3/7; Data analysis: low in 3/7, unclear in 4/7; Results: low in 7/7

No concerns on coherence

No concerns on relevance

No concerns on sufficiency of saturation

DDDO MODERATE confidence in the evidence

. Parents felt that their child’s perspective should be taken into account when making ACP and EOL decisions (3 studies).
e Parents felt that their child could be involved in decision-making, but had different perspectives regarding their level of involvement in ACP and EOL
discussions (5 studies):
o Some parents felt children should be involved in decision making (2 studies).
o Some parents felt the level of involvement is dependent on the child’s age. They appreciate age-appropriate information, but were sceptical
about involving young children, while they thought teenagers should be involved (3 studies).
o Some parents wanted to talk themselves with their children about sensitive issues (1 study).
o Some parents wanted their child to be treated as normally as possible (1 study).
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4.2.3.3.2 Kind perspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making

. 15 leukaemia and lymphoma
. 7 central nervous system tumor
e 7 solid tumor

Study Number and type of participants Method Summary of findings

Involvement of children and young people perceived by children

Kelly 2017 — 29 newly diagnosed children with following  Descriptive qualitative research methods, with Facilitators perceived by children

Qualitative study ~ diagnoses: interactive interview techniques. . Children consistently mentioned their parents’ and clinicians’ central roles in

meeting their communication needs. Communication preferences and desire for
involvement in treatment discussions, were primarily influenced by what was
happening to the child at a given point.

Undergoing treatment facilitated children’s learning about their disease and
treatment and helped them to be more involved in iliness and treatment
communication.

Children mentioned how their parents and physicians were always acting with their
best interests in mind.

Children wanted more say in treatment discussions about smaller decisions
because they knew how their bodies reacted to certain care procedures based on
their prior experience.

Children had more control over smaller decisions, e.g. type of central venous line
that would be placed or how the line was accessed.

Children of all ages reported that they did not want to make “big” decisions. But they
might want to participate in discussions.

Being part of treatment discussions provided an opportunity for children to influence
their situation by learning and applying self-management skills (e.g. learning about
the illness and influencing decisions to improve symptoms).

Children stated that having a say made them feel happier, less scared, more
satisfied, and comfortable with decisions made.

Receiving information could decrease anxiety.

Barriers perceived by children

When children were very ill or in pain, they did not want to be part of treatment
discussions, but just wanted to get better.

Children did not always wanted to have a say, they sometimes simply wanted to be
told what to do.

Not having a say made some children feel ignored and worried that “the doctors
might do something wrong because no one is telling me what is going on”.

Having no say meant not being present for treatment discussions, but when this
occurred, some children spoke negatively about it. They reported feeling powerless
or that nobody cared about their thoughts.

Being involved could expose the child to distressing information or pressure to
make choices they were unable to make.

Children worried about making a wrong decision if they had to choose, and they
were more comfortable with their parents or doctors making decisions.

Children acknowledged the possibility of being upset by knowing more about their
condition or misinterpreting the discussion.

Receiving information could be overwhelming and cause distress.
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GRADE CERQual assessment

Study design: +4 1 qualitative study

Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 1/1; Study design and theoretical approach: low in 1/1; Sample selection: high in
limitations: 1/1; Data collection: low in 1/1; Data analysis: low in 1/1; Results: low in 1/1

Coherence: 0 No concerns on coherence

Relevance: 0 No concerns on relevance

Sufficiency of -1 Some concerns on sufficiency of saturation. Only 1 study performed.

saturation:

Overall DPO O LOW confidence in the evidence

assessment of
confidence in
findings
Conclusion: . Children had different perspectives on their own level of involvement in ACP and EOL decision-making (1 study):
o Some children wanted to be involved in making smaller decisions, and not in making “big” decisions (1 study).
o Some children did not want to make decisions when they were too ill or in pain (1 study).
o  Some children felt ignored, worried and powerless when not involved in EOL discussions (1 study).
o Some children were more comfortable with their parents or HCPs making decisions, since they always act in their best interest (1 study).
e Although some children perceived being involved in EOL discussions as satisfying and comforting, others felt this could be overwhelming and upsetting
(1 study).
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4.2.3.3.3 Zorgprofessional perspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Study Number and type of participants Method Summary of findings

Involvement of children and young people

Edwards, 15 directors/co-directors of paediatric home In-depth, semi-structured interviews over the Facilitators perceived by HCPs

2017 — ventilation programs at children’s hospital of ~ phone, using an open-ended interview guide. e Alldirectors insist that cognitively capable older children be involved in discussions
Qualitative following expertise: and even decision-making around long-term ventilation.

study . 11 paediatric pulmonologists

. 2 paediatric intensivists
. 2 specialized in both paediatric
pulmonology and critical care

Children treated in children’s hospital:
Children with Chronic Respiratory Failure

(CRF)
Fahner, 2021 18 Health Care Professionals (1 nurse, 17 Qualitative interviews; focus group interviews Facilitators perceived by HCPs, parents and children
— Qualitative physicians) of following expertise: and individual interviews. e Paediatricians, parents and children all emphasised the importance of the child's
study e 1 cardiology perspective.
. 1 gastroenterology Barriers perceived by HCPs
. 1 general paediatrics . Paediatricians reported challenging experiences when trying to approach children
. 1 haematology and communicate adequately with them.
e 2 hereditary and congenital disorders Barriers perceived by HCPs and parents
e  2intensive care e  Strategies to elicit the voice of the child are needed, either through direct
* 3 metabolic diseases communication with the child or by trying to understand the child’s perspective.
. 1 nephrology
. 1 neurology
. 2 oncology
e 3 pulmonology

20 parents of 17 children with life-limiting
conditions (10 bereaved parents of 6
children who died) with following diagnoses:
7 chromosomal anomaly

4 congenital heart disease

2 CNS tumour

1 cystic Fibrosis

1 neuromuscular disease

1 epilepsy syndrome

1 perinatal asphyxia

13 children with following type of conditions:
. 1 auto-immune disorder

. 1 congenital heart disease

. 2 hematologic disease

Richtlijn palliatieve zorg voor kinderen - 2022



1 metabolic disease

3 neuroendocrine disease

2 pulmonary disease

1 renal disease

2 siblings of a child with life-limiting
condition

Hein, 2020 —
Qualitative
study

9 bereaved parents of children aged 2 to 16
years with following type of conditions:

3 metabolic

2 oncological

2 perinatal

1 cardiological

2 neuromuscular

14 Health Care Professionals of following

expertise:

4 paediatricians

1 emergency physician

1 psychologist

1 chaplain

3 nurses (intensive care, out-patient)
2 social workers

2 special education teachers

2 transdisciplinary workshops:

First workshop - discussion groups to
explore experiences with paediatric
advance care planning (6 parents, 14
HCPs).

Second workshop - dialogue groups to
discuss topics such as, participation of
children and adolescents; paediatric
advance care planning documentation;
supplementary written materials (5
parents, 14 HCPs).

Barriers perceived by HCPs and parents

. Professionals regarded the participation of children of all ages in paediatric advance
care planning as self-evident.

Barriers perceived by HCPs

. Some professionals complained about parents acting as gatekeepers preventing
them to talk to children. They wanted to obtain support in talking with parents about
their child’s participation in paediatric advance care planning.

Facilitators perceived by HCPs and parents

. Parents and professionals agreed that concerned adolescents should be offered
separate conversations with professionals.

Cicero-Oneto
2017 —

13 paediatric oncologists

Qualitative study with individual, face-to-face,
semi-structured, and in-depth interviews.

Barriers perceived by HCPs
e  Oncologists revealed that they inform children only when the parents authorize it;

Qualitative hence they inform the parents first.
study e All the oncologists said that the parents are the ones legally responsible;
nonetheless, they said that they think that the children should be made aware of
their impending death.
e  The majority of oncologists mentioned that it was difficult to specify an age at which
the child should be informed the poor prognosis.
Facilitators perceived by HCPs
e  Oncologists think that the child is the one who should make choices about further
treatment.
Day 2018 — 58 Health Care Professionals specialised in In-depth, semi-structured interviews and Barriers perceived by HCPs
Qualitative haematology, haematopoietic stem cell participant observations (during psycho-social . Some HCPs recognised that acting of teenagers’ treatment preferences might not
study transplantation or palliative care, working meetings, day-care meetings and pre-ward be possible, feasible or desirable, especially for decisions governed by

principally with patients aged 13-25 years.

6 consultants

19 junior doctors (foundation year,
registrar/resident and specialty
registrar/fellow)

9 Clinical Nurse Specialists

10 ward nurses

round meeting, and informal conversations).

internationally agreed treatment protocols, or those where there was a likelihood of
serious harm, death or suffering (e.g. refusal of curative treatment, reduction of
chemotherapy dose, escalation of care to intensive care).

. During periods of uncertainty involvement of other professionals was prioritised in
reaching a decision, which limited the role for the teenager in the process.

. Common tensions between age-appropriate growing independence and the
necessary dependence of a teenager diagnosed with cancer sometimes led to
confusion about the influence of parents and families on teenagers’ choices.
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14 allied HCP (psychologists, . Strict internationally agreed protocols, limited teenagers’ involvement to listening
physiotherapists, dieticians and social and understanding, rather than choosing course of action.

workers)

. HCPs mentioned that it was difficult to respond to EOL preferences, because the
final authority for such decisions making towards EOL lay with HCPs and the clinical
consensus.

Facilitators perceived by HCPs

. HCPs mentioned to ‘follow the teenagers’ lead’, this was advocated for certain
decisions (e.g. place of care, minor procedures).

GRADE CERQual assessment

Study design:

Methodological
limitations:

Coherence:
Relevance:
Sufficiency of
saturation:
Overall
assessment of
confidence in
findings
Conclusion:

+4
-1

0
0
0

5 qualitative studies

Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 5/5; Study design and theoretical approach: low in 5/5; Sample selection: unclear
in 2/5, high in 3/5; Data collection: low in 2/5, unclear in 3/5; Data analysis: low in 2/5, unclear in 3/5; Results: low in 5/5

No concerns on coherence

No concerns on relevance

No concerns on sufficiency of saturation

DDPDPO MODERATE confidence in the evidence

. HCPs had different perspectives regarding the level of involvement of children in ACP and EOL decision-making (5 studies):
o Some HCPs felt that children of all ages should participate in discussions (4 studies), other felt cognitively capable older children should be
involved, but found it difficult to specify an age at which the child should be informed about their prognosis (2 studies).
o Some HCPs felt that involving teenagers might not be always possible, feasible or desirable, like when internationally agreed protocols are in
place, when it could impose harm, death or suffering, or when involvement from other professionals was prioritised (1 study).
. HCPs mentioned challenges when communicating with children, including understanding their perspectives and the role of parents as gatekeepers and
influencing their child’s choices (4 studies).
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4.2.3.4 Betrokkenheid van zorgprofessionals
4.2.3.4.1 Zorgprofessional perspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Study Number and type of participants Method Summary of findings

Involvement of HCPs

Cicero-Oneto . 13 paediatric oncologists Qualitative study with individual, face-to-face, Barriers perceived by HCPs

2017 — semi-structured, and in-depth interviews. e  The oncologists thought that the decision about futility is strictly medical; they
Qualitative study perceived their role as HCP as one of their role is one of “orienting” the choice of

the parents toward what they thought was beneficial for the patient.

Zaal-Schuller 11 Health Care Professionals of following Retrospective, qualitative study, with semi- Facilitators perceived by HCPs

2016 — expertise: structured interviews. e  3/11 HCPs expressed their role was solely give objective information to the parents

Qualitative study ¢ 6 paediatricians that would enable them to make the best decisions.
. 1 rehabilitation specialists e  Some physicians mentioned that in some situations they had chosen to make the
. 1 paediatric Intensive Care final decision alone. This happened especially in cases of disagreement in which

specialists they wished to protect the child from further suffering.

e 3 paediatric Neurologists

Day 2018 — 58 Health Care Professionals specialised In-depth, semi-structured interviews and Facilitators perceived by HCPs

Qualitative study  in haematology, haematopoietic stem cell participant observations (during psycho-social . HCPs felt they should take the lead on what to disclose from the teenager
transplantation or palliative care, working meetings, day-care meetings and pre-ward themselves. They assigned responsibility to teenagers for signalling verbally and
principally with patients aged 13-25 years.  round meeting, and informal conversations). non-verbally their desired degree of involvement in decision-making.

. 6 consultants

. 19 junior doctors (foundation year,
registrar/resident and specialty
registrar/fellow)

. 9 Clinical Nurse Specialists

. 10 ward nurses

. 14 allied HCP (psychologists,
physiotherapists, dieticians and social

workers)
GRADE CERQual assessment (for conclusions reported in more than one study)
Study design: +4 2 qualitative studies
Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 2/2; Study design and theoretical approach: low in 2/2; Sample selection: unclear
limitations: in 1/2, high in 1/2; Data collection: low in 2/2; Data analysis: low in 2/2; Results: low in 2/2
Coherence: 0 No concerns on coherence
Relevance: 0 No concerns on relevance
Sufficiency of 0 No concerns on sufficiency of saturation
saturation:
Overall DD O MODERATE confidence in the evidence

assessment of
confidence in
findings
Conclusion: . HCPs had different perspectives regarding their level of involvement in ACP and EOL decision-making (2 studies):
o Some HCPs felt their role was solely providing information, enabling parents to make the best decisions (1 study).
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o Some HCPs felt they had an “orienting” role, directing parents towards what they thought is beneficial for the child (1 study).
o Some HCPs mentioned making the final decision alone in certain situations when they wanted to protect the child from further suffering (1

study).
GRADE CERQual assessment (for conclusions reported in only one study)
Study design: +4 1 qualitative study
Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 1/1; Study design and theoretical approach: low in 1/1; Sample selection: unclear
limitations: in 1/1; Data collection: low in 1/1; Data analysis: unclear in 1/1; Results: low in 1/1
Coherence: 0 No concerns on coherence
Relevance: 0 No concerns on relevance
Sufficiency of -1 Some concerns on sufficiency of saturation. Only 1 study performed.
saturation:
Overall DPO O LOW confidence in the evidence
assessment of
confidence in
findings
Conclusion: HCPs felt they should take the lead about what to disclose from teenagers, and assigned responsibility to the teenager for signalling their desired degree of

involvement in decision-making (1 study).
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4.2.3.5 Persoonlijke voorkeuren voor betrokkenheid

4.2.3.5.1

Ouderperspectief

Study

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Number and type of participants

Method

Summary of findings

Personal preferences for involvement

Beecham, 2017
— Qualitative
study

18 parents

e 9 parents whose child was currently
receiving palliative care

. 9 bereaved parents whose child had
received palliative care

Children had following type of conditions:
o 10 neurologic

2 metabolic

2 oncologic

1 gastroenterological

1 immunologic

1 respiratory

1 chromosomal abnormality

O O O O O O

Open-ended, semi-structured interviews.

Barriers perceived by parents

e  Parents reported that it was difficult to visualize the likely consequences of limiting
treatment.

. Parents reported conflicted feeling about decisions about limitation of treatment,
since they did not want their child to suffer, but also wanted to do everything
possible to try to increase the length of their child’s life.

. Parent mentioned that making decisions about future treatment was difficult
because their way of thinking care or treatment were hypothetical, and their
preferences might change in the future as circumstances altered.

Facilitators perceived by parents

. Many parents’ narratives indicated a desire to keep options open. Stating they
would decide at the time or by agreeing to limit treatment with the knowledge they
could change their mind later.

Edwards, 2020
— Qualitative
study

44 parents of 43 children:

. 18 contemporaneous invasive long-
term ventilation decision-makers

. 10 contemporaneous non-invasive

long-term ventilation decision-makers

e 8 former invasive long-term
ventilation decision-makers

e 8 former non-invasive long-term
ventilation decision-makers

1 young woman using invasive long-term

ventilation

1 adolescent girl being initiated on non-

invasive long-term ventilation

Semi-structured interviews using an open-
ended interview guide. Interviews were
conducted in person or over the phone

Barriers perceived by parents

. 7144 parents felt that there was no decision to be made because supporting their
child’s breathing or preserving their life was the “only” option to them, and not doing
SO was unimaginable.

. 15/44 parents describe as difficult, as if there were no great options and they had to
choose between substantial downsides.

e 3 parents said that their first response was to reject long-term ventilation and/or
deny their child’s situation.

e  Majority of the parents felt devastated by their child’s condition and/or tremendously
stressed about their decision on long-term ventilation because they worried about
downsides of long-term ventilation for their child

Fahner, 2020 —
Qualitative study

20 parents of 17 seriously ill children with
following diagnoses:

. 7 chromosomal anomaly

e 4 congenital heart disease

e 2 CNS tumour

. 1 cystic fibrosis

. 1 neuromuscular disease

. 1 epilepsy syndrome

. 1 perinatal asphyxia

6 children are deceased.

Interpretive qualitative study, with individual

face-to-face interviews and two focus group

interviews.

Barriers perceived by parents

e  Struggling and suffering parents saw the future as a black box.

. Parents who had broader, all-encompassing, value based aims; e.g. being happy or
try to live an ordinary life, had more difficulty to demonstrate how these aims could
guide them to formulate goals of future care.

Facilitators perceived by parents

. Parents with consistent and balanced views could more easily look forward.

. Perspectives did not seem to be related to better or worse prognosis. In case of
more prognostic certainty, parents showed more ability to elaborate on the future.

. Parents were more tempted to reflect on future scenario’s if they seemed realistic,
even when it confronted them with unfavourable outcomes.
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10 parents participated in a focus group
interview.

. Some parents mentioned that feeling at peace with the past made them more open-
minded towards thinking and discussing about the future, where similar scenarios
could happen.

. Few parents envisioned the future in relations to decisions made in the past. To see
if they had made different choices in the past. These elaborations were followed by
thoughts about the good things being a parent of a seriously ill child had brought
and these positive thoughts supported them to face the future.

. Parents who clear short-term disease-related aims; e.g. correction of tracheostomy,
could more easily formulate goals of future care.

Lord, 2020 —
Qualitative study

13 bereaved parents of 12 children with
medical complexity:

. 11 genetic or congenital

. 1 acquired

Qualitative, semi-structured interviews.

Facilitators perceived by parents

. Medical decisions regarding care escalation during an acute deterioration were
influenced by the child’s past experiences with escalations in care under similar
clinical circumstances, which guided decisions about whether to embark on similar
interventions in the future.

Lotz, 2017 —
Qualitative study

11 parents of 9 deceased children with

following diagnoses:

. 3 cancer

. 1 spinal muscular atrophy type |

. 1 cystic fibrosis

. 1 leukodystrophy

. 1 hypo plastic left heart syndrome

. 1 complex malformation syndrome
. 1 unknown syndrome

Qualitative, practice-informing, semi-structured
interview study.

Barriers perceived by parents

e  Parents identified barriers; e.g. feeling not ready, wanting to focus on the present,
and suppress burdensome thoughts.

e  Many parents were reluctant to make decisions in advance but wanted to decide in
due course.

. Parents found it hard and burdensome to imagine future scenarios and were afraid
to bind themselves.

Facilitators perceived by parents

. Parents wished to be encouraged to rethink their decisions or be able to revoke
advance decisions.

Mitchell, 2019 —
Qualitative study

17 parents of 11 deceased children

Child’s diagnosis/Together for Short Lives
category:

e  Category 1 (n=5)

e  Category 2 (n=0)

e  Category 3 (n=2)

. Category 4 (n=4)

In-depth, semi-structured qualitative interview
study.

Facilitators perceived by parents

. Parental decisions related to their child receiving high-intensity treatments could
also be influenced by a sense that there was ‘nothing to lose’; when the alternative
was that, their child would almost certainly die.

. Parents wanted to feel that they have made a choice to ‘say goodbye’ rather than
having to make a choice to withdraw life-sustaining treatments.

Barriers perceived by parents

. Parents experienced wide-ranging, intense emotions towards the end of their child’s
life, which affected their ability to take part in end of life care decision-making.

Cicero-Oneto
2017 -
Qualitative study

. 13 parents/primary cares of 13
children with following diagnosis:
. 2 haematological neoplasm
e 9 extracranial solid tumour
e 2 tumour of the CNS

7 out of 13 children had already died

Qualitative study with individual, face-to-face,
semi-structured, and in-depth interviews.

Barrier perceived by parents
. 2/13 parents mentioned "not acknowledging the situation, or not wanting to see...".

Mekelenkamp
2020 -
Qualitative study

14 parents of 8 children that died within a
year after allogeneic HSCT, with following
diagnoses:

. 2 bone marrow failure

e 4 malignancy

. 1 hemoglobinopathy

Qualitative descriptive study with in-depth
face-to-face individual interviews and a
background questionnaire.

Facilitators perceived by parents

e  The parental perspective on preventing anticipated regret was focused on survival
during the treatment process. As it became clear that the child would die soon, their
perspective changed to avoidance of further suffering.

Barriers perceived by parents
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. 1 primary immune deficiency . Parents mentioned that they would blame themselves if their decisions would have
led to a worsening scenario or even death.

Zaal-Schuller 17 parents of 14 children with following Retrospective, qualitative study, with semi- Barriers perceived by parents
2016 — diagnoses: structured interviews. e  Some parents mentioned it was difficult for them to make certain decisions, e.g.
Qualitative study ~ ® 3 post-resuscitation resuscitation orders or decisions about medical ventilation.

. 5 genetic condition

. 1 neurologic condition
e 2 metabolic condition
e 3 unknown

GRADE CERQual assessment

Study design: +4 9 qualitative studies

Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 9/9; Study design and theoretical approach: low in 9/9; Sample selection: unclear
limitations: in 2/9, high in 7/9; Data collection: low in 7/9, unclear in 1/9, high in 1/9; Data analysis: low in 7/9, unclear in 2/9; Results: low in 9/9

Coherence: 0 No concerns on coherence

Relevance: 0 No concerns on relevance

Sufficiency of 0 No concerns on sufficiency of saturation

saturation:

Overall DPPDO MODERATE confidence in the evidence

assessment of
confidence in
findings
Conclusion: . Parents experienced difficulty in EOL and ACP decision-making because (7 studies):
o Parents did not feel ready to make decision because they could not acknowledge the child’s situation, wanted to focus on the present,
suppressed burdensome thoughts and had intense emotions (4 studies).
o Parents did not want their child to suffer but also wanted to do everything possible to try to increase the length of their child’s life (3 studies).
o Parents could not foresee consequences of some decisions and would feel regret (2 studies).
o Parents wanted to keep options open, because they were afraid to bind themselves when their preferences might change (2 studies).
e  Parents’ decisions about future care were influenced by past experiences with the child’s care. Parents mentioned decision-making was easier when
these experiences were good and when they had clear short-term disease related goals (2 studies).
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4.2.3.5.2 Zorgprofessional perspectief

Study

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Number and type of participants

Method

Summary of findings

Personal preferences for involvement

Edwards,
2017 -
Qualitative
study

15 directors/codirectors of paediatric home

ventilation programs at children’s hospital of

following expertise:

. 11 paediatric pulmonologists

. 2 paediatric intensivists

. 2 specialized in both paediatric
pulmonology and critical care

Children treated in children’s hospital:
Children with Chronic Respiratory Failure
(CRF)

In-depth, semi-structured interviews over the
phone, using an open-ended interview guide.

Barriers perceived by HCPs

e  Not willing to broach difficult topics (2/15)

. Unrealistic expectations (6/15)

e  Focusing on the here and now to the detriment of the long term (3/15)
. Stress/fear of making any decision (3/15)

e  Denial or lack of readiness/willingness to hear information (3/15)

Fahner, 2021

18 Health Care Professionals (1 nurse, 17

Qualitative interviews; focus group interviews

Barriers perceived by HCPs

. 2 complex care

. 3 paediatric medicine

e 2 respiratory medicine

. 1 paediatric haematology and oncology
. 1 critical care

. 1 neonatal intensive care

— Qualitative physicians) of following expertise: and individual interviews. o  Paediatricians need to feel confident to ask families about sensitive themes.
study . 1 cardiology

. 1 gastroenterology

. 1 general paediatrics

. 1 haematology

e 2 hereditary and congenital disorders

. 2 intensive care

e 3 metabolic diseases

. 1 nephrology

. 1 neurology

. 2 oncology

e 3 pulmonology
Odeniyi, 2017 10 Health Care Professionals of following Qualitative study using semi-structured Barriers perceived by HCPs
— Qualitative expertise: interviews. . Intensivists and oncologists experienced personal conflicts about addressing goals
study . 2 intensivist attendings of care and shared decision-making.

. 1 intensive care fellow

e 4 oncologist attendings

e 3 oncologist fellows
Orkin, 2020 — 11 Health Care Professionals (8 physicians, Qualitative content-analysis study comprising Barriers perceived by HCPs
Qualitative 2 nurses, 1 social worker) of following demographic surveys and individual semi- . Many HCPs think that provider discomfort is a prominent barrier to ACP
study expertise: structured interviews. discussions.
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. 1 palliative care

Cicero-Oneto . 13 paediatric oncologists Qualitative study with individual, face-to-face, Barriers percieved by HCPs

2017 — semi-structured, and in-depth interviews. . Oncologist mentioned an emotional tie to the patient.

Qualitative e All oncologists thought that the announcement of therapeutic futility places the

study parents in a psychological state of vulnerability that reduces parents’ capacity to
understand the fundamental risk of deciding.

Henderson 36 Health Care Professionals (including Qualitative design using a group interview. Facilitators perceived by HCPs

2017 - medical, nursing, and allied health e  Acknowledge your own anxieties to ensure you have space for listening and

Qualitative professionals) observing what the family is experiencing in the complex multi-layered moment.

study . Know your professional expertise, the areas you lack expertise in and when you

should refer.
. Reflect on where you could go wrong with an EOL discussion.

Sasazuki 2019
— Qualitative
study

15 Health Care Professionals of following Semi-structured, individual face-to-face Facilitators perceived by HCPs

specialties: interviews. e  Physicians tried to assess the child’s best interests by carefully observing their

. 3 paediatric intensive care comfort, dignity and quality of life.

e 2 paediatric cardiology Barriers perceived by HCPs

e 3 neonatology e  Physicians expressed anxiety when they had difficulty identifying the children’s best
e 4 paediatric neurology interests. This seemed to affect their decisions regarding life-sustaining treatment.
. 3 paediatric oncology . Each paediatrician’s quest for the best interests of the patient was an essential

element that caused dilemmas during and after decision-making.
. Participants experienced dilemmas when seeking “medically appropriate plans” and
had distress concerning the planning of medication and treatments.

GRADE CERQual assessment (for conclusions reported in more than one study)

Study design:
Methodological
limitations:
Coherence:
Relevance:
Sufficiency of
saturation:
Overall
assessment of
confidence in
findings
Conclusion:

+4
-1

0
0
0

7 qualitative studies

Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 7/7; Study design and theoretical approach: low in 6/7, unclear in 1/7; Sample
selection: unclear in 2/7, high in 5/7; Data collection: low in 2/7, unclear in 5/7; Data analysis: low in 5/7, unclear in 2/7; Results: low in 6/7, high in 1/7

No concerns on coherence

No concerns on relevance

No concerns on sufficiency of saturation

DDPD O MODERATE confidence in the evidence

. HCPs experienced discomfort and distress with addressing sensitive themes and assessing the child’s best interest during and after ACP and EOL
decision-making (6 studies).

. HCPs mentioned that parents had difficulty with making EOL and ACP decisions because parents experienced stress or fear for making decisions (2
studies).

GRADE CERQual assessment (for conclusions reported in only one study)

Study design:

Methodological
limitations:

Coherence:
Relevance:

Sufficiency of
saturation:

+4
-1

0
0
-1

2 qualitative studies

Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 2/2; Study design and theoretical approach: low in 2/2; Sample selection: high in
2/2; Data collection: low in 1/2, unclear in 1/2; Data analysis: low in 2/2; Results: low in 2/2

No concerns on coherence

No concerns on relevance

Some concerns on sufficiency of saturation due to small sample size (N=13/N=15). Only 1 study performed.
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Overall BDDE O LOW confidence in the evidence
assessment of
confidence in
findings
Conclusion: . HCPs mentioned an emotional tie to patients as a barrier for EOL discussions (1 study).
. HCPs mentioned that parents had difficulty with making EOL and ACP decisions because parents did not feel ready to make decisions because they could
not acknowledge their child’s situation, wanted to focus on the present or had unrealistic expectations (1 study).
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4.2.4 Interpersoonlijke relaties en communicatie
4.2.4.1 Geincludeerde thema’s

Included subthemes

Communication
Interpersonal relations

4.2.4.2 Communicatie
42421 Ouderperspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Study Number and type of participants Method Summary of findings

Staff behaviour and communication style

Edwards, 44 parents of 43 children: Semi-structured interviews using an open- Facilitators perceived by parents

2020 - . 18 contemporaneous invasive long- ended interview guide. Interviews were Following provider practices/qualities regarding communication were considered helpful
Qualitative term ventilation decision-makers conducted in person or over the phone by contemporaneous decision makers (n=28)

study . 10 contemporaneous non-invasive o Being honest. 9/28

long-term ventilation decision-makers
e 8 former invasive long-term ventilation
decision-makers
e 8 former non-invasive long-term
ventilation decision-makers

e  Being tactful and using sensitive language. 9/28
e  Using lay language 4/28
e  Using interpreters for non-English speakers 3/28

1 young woman using invasive long-term Barriers perceived by parents

ventilation Following communication practices were considered unhelpful by contemporaneous

1 adolescent girl being initiated on non- decision makers.

invasive long-term ventilation e Frequent changing of medical professionals hindered communication or decision-

making. 4/28

Lotz, 2017 — 11 parents of 9 deceased children with Qualitative, practice-informing, semi-structured  Facilitators perceived by parents
Qualitative following diagnoses: interview study. e  Parents valued open and honest information, no matter how uncertain or potentially
study e 3 cancer upsetting.

. 1 spinal muscular atrophy type |

. 1 cystic fibrosis

. 1 leukodystrophy

. 1 hypo plastic left heart syndrome

. 1 complex malformation syndrome

. 1 unknown syndrome
Mitchell, 2019 17 parents of 11 deceased children In-depth, semi-structured qualitative interview Facilitators perceived by parents
— Qualitative study. . Information should be presented in a clear and sometimes brutally honest fashion. It
study Child’s diagnosis/Together for Short Lives helped if this information was given by a trusted HCP.

category:

. Category 1 (n=5)
e Category 2 (n=0)
e Category 3 (n=2)
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e Category 4 (n=4)

Cicero-Oneto . 13 parents/primary cares of 13 Qualitative study with individual, face-to-face, Facilitators perceived by parents
2017 - children with following diagnosis: semi-structured, and in-depth interviews. e  Parents wanted the HCPs, particularly the oncologists and the nurses, to display an
Qualitative study e 2 haematological neoplasm interest in the patient, to explain the situation clearly, and to speak the truth.

. 9 extracranial solid tumour
. 2 tumour of the CNS
7 out of 13 children had already died

Sisk 2020 — 77 parents and 1 grandparent of 78 A qualitative study using semistructured Facilitators perceived by parents
Qualitative study  children with following diagnoses: telephone interviews using an interview guide. . Many parents identified the importance of open and reassuring nonverbal cues, e.g.
e 35 leukaemia or lymphoma sitting, making eye contact, smiling, and maintaining an open posture.

. 30 solid tumor
. 13 brain tumor

GRADE CERQual assessment (for conclusions reported in more than one study)

Study design: +4 4 qualitative studies

Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 4/4; Study design and theoretical approach: low in 4/4; Sample selection: unclear
limitations: in 1/4, high in 3/4; Data collection: low in 2/4, unclear in 1/4, high in 1/4; Data analysis: low in 3/4, unclear in 1/4; Results: low in 4/4

Coherence: 0 No concerns on coherence

Relevance: 0 No concerns on relevance

Sufficiency of 0 No concerns on sufficiency of saturation

saturation:

Overall DPPS MODERATE confidence in the evidence

assessment of
confidence in

findings
Conclusion: . Parents valued open, honest and clear lay language and information, even if it was uncertain or potentially upsetting (4 studies).
e Parents found it helpful when information was provided by a trusted HCP, and mentioned frequent changes in HCPs as a barrier for communication (2
studies).
GRADE CERQual assessment (for conclusions reported in only one study)
Study design: +4 2 qualitative studies
Methodological 0 No methodological limitations. Aim and appropriateness of qualitative evidence: low in 2/2; Study design and theoretical approach: low in 2/2; Sample selection: low in 1/2,
limitations: unclear in 1/2; Data collection: low in 2/2; Data analysis: low in 2/2; Results: low in 2/2
Coherence: 0 No concerns on coherence
Relevance: 0 No concerns on relevance
Sufficiency of -1 Some concerns on sufficiency of saturation. Only 1 study performed for each conclusion below.
saturation:
Overall DDPDPOS MODERATE confidence in the evidence
assessment of
confidence in
findings
Conclusion: . Parents considered using interpreters for non-English speakers helpful (1 study).

. Parents mentioned the importance of open and reassuring nonverbal cues including sitting, making eye contact, smiling, and maintaining an open
posture (1 study).
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42422 Zorgprofessional perspectief

Study

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Number and type of participants

Method

Summary of findings

Staff behaviour and communication style

Edwards, 2017 -
Qualitative study

15 directors/codirectors of paediatric home

ventilation programs at children’s hospital

of following expertise:

. 11 paediatric pulmonologists

. 2 paediatric intensivists

. 2 specialized in both paediatric
pulmonology and critical care

Children treated in children’s hospital:
Children with Chronic Respiratory Failure
(CRF)

In-depth, semi-structured interviews over the
phone, using an open-ended interview guide.

Facilitators perceived by HCPs

e Directors encourage lay appropriate language without euphemisms.

. HCPs should be compassionate and supportive which means being receptive to
what families are saying/not saying.

e  HCPs not engendering a sense of trust in families (1/15)

Orkin, 2020 —
Qualitative study

11 Health Care Professionals (8

physicians, 2 nurses, 1 social worker) of

following expertise:

. 2 complex care

. 3 paediatric medicine

. 2 respiratory medicine

. 1 paediatric haematology and
oncology

. 1 critical care

. 1 neonatal intensive care

. 1 palliative care

Qualitative content-analysis study comprising
demographic surveys and individual semi-
structured interviews.

Facilitators perceived by HCPs

e  Use of constituent and unambiguous language by HCPs can enhance ACP.

. HCPs were cognizant of this and advocated for better communication through use
of clear, non-medicalized language.

Day 2018 —
Qualitative study

58 Health Care Professionals specialised
in haematology, haematopoietic stem cell
transplantation or palliative care, working

principally with patients aged 13-25 years.

. 6 consultants

. 19 junior doctors (foundation year,
registrar/resident and specialty
registrar/fellow)

. 9 Clinical Nurse Specialists

. 10 ward nurses

. 14 allied HCP (psychologists,

physiotherapists, dieticians and social

workers)

In-depth, semi-structured interviews and
participant observations (during psycho-social
meetings, day-care meetings and pre-ward
round meeting, and informal conversations).

Facilitators perceived by HCPs

e  Open communication is paramount for involving teenagers in decision making, but
this did not always mean explicit verbalisation of every outcome.

. HCPs considered the other family members’ communication preferences, and
acknowledged the importance of the family’s role.

. HCP acknowledged the importance of respecting family communication styles and
allowing parents and teenagers the space to establish their roles in decision-
making.

Henderson 2017
— Qualitative
study

36 Health Care Professionals (including
medical, nursing, and allied health
professionals)

Qualitative design using a group interview.

Facilitators perceived by HCPs

e  Think before you speak.

. Knowing what not to say, such as ‘things happen for a reason’
e  Use the right language.

. It is important to listen actively with all five senses.
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GRADE CERQual assessment (for conclusions reported in more than one study)

Study design:
Methodological
limitations:
Coherence:
Relevance:
Sufficiency of
saturation:
Overall
assessment of
confidence in
findings
Conclusion:

+4
-1

0
0
0

3 qualitative studies

Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 3/3; Study design and theoretical approach: low in 2/3, unclear in 1/3; Sample
selection: unclear in 1/3, high in 2/3; Data collection: low in 1/3, unclear in 2/3; Data analysis: low in 2/3, unclear in 1/3; Results: low in 2/3, high in 1/3

No concerns on coherence

No concerns on relevance

No concerns on sufficiency of saturation (0)/ Some concerns on sufficiency of saturation (-1) / Important concerns on sufficiency of saturation (-2)/

DDPDPOS MODERATE confidence in the evidence

. HCPs mentioned the importance of using clear, lay language that is consistent and unambiguous (3 studies).
. HCPs mentioned the importance of being compassionate and supportive, listen actively to families, thinking before you speak and knowing what not to
say, such as ‘things happen for a reason’ (2 studies).

GRADE CERQual assessment (for conclusions reported in only one study)

Study design:
Methodological
limitations:
Coherence:
Relevance:
Sufficiency of
saturation:
Overall
assessment of
confidence in
findings
Conclusion:

+4
-1

0
0
-1

1 qualitative study

Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 1/1; Study design and theoretical approach: low in 1/1; Sample selection: unclear
in 1/1; Data collection: low in 1/1; Data analysis: unclear in 1/1; Results: low in 1/1

No concerns on coherence

No concerns on relevance

Some concerns on sufficiency of saturation. Only 1 study performed.

DPE O LOW confidence in the evidence

. HCPs mentioned the importance of respecting the individual family’s communication preferences and styles (1 study).
HCPs stated that open communication is important for involving children in decision-making, but mentioned that not every outcome has to be explicitly
mentioned (1 study).
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4.24.3
4.2.4.3.1

Interpersoonlijke relaties
Ouder perspectief

Study

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Number and type of participants

Method

Summary of findings

Interpersonal relations

Edwards, 2020
— Qualitative
study

44 parents of 43 children:

. 18 contemporaneous invasive long-
term ventilation decision-makers

. 10 contemporaneous non-invasive
long-term ventilation decision-makers

e 8 former invasive long-term
ventilation decision-makers

e 8 former non-invasive long-term
ventilation decision-makers

1 young woman using invasive long-term

ventilation

1 adolescent girl being initiated on non-

invasive long-term ventilation

Semi-structured interviews using an open-
ended interview guide. Interviews were
conducted in person or over the phone

Barriers perceived by parents

e  Some parents perceived overly negative attitudes or statements about their child,
depersonalization of their child and conversations about their child that excluded
them.

Fahner, 2020 —
Qualitative study

20 parents of 17 seriously ill children with
following diagnoses:

. 7 chromosomal anomaly

e 4 congenital heart disease

. 2 CNS tumour

. 1 cystic fibrosis

. 1 neuromuscular disease

. 1 epilepsy syndrome

. 1 perinatal asphyxia

6 children are deceased.
10 parents participated in a focus group
interview.

Interpretive qualitative study, with individual
face-to-face interviews and two focus group
interviews.

Facilitators perceived by parents

. Parents expressed a need for a consistent approach of clinicians regarding future
care and treatment over time and among different disciplines. They reported to
struggle to get all clinicians on the same page. If parents felt a shared goal within
the team and felt part of the team, this positively influenced their openness to share
perspectives.

Lord, 2020 —
Qualitative study

13 bereaved parents of 12 children with
medical complexity:

. 11 genetic or congenital

. 1 acquired

Qualitative, semi-structured interviews.

Facilitators perceived by parents

. Many parents mentioned that trusted HCPs who knew their child well were an
important prerequisite for ACP.

. Parents found the involvement of a subspecialty palliative care team helpful for
exploring goals of care.

Mitchell, 2019 —
Qualitative study

4.2.4.4 17 parents of 11 deceased

children

Child’s diagnosis/Together for Short Lives
category:

. Category 1 (n=5)

e  Category 2 (n=0)

e  Category 3 (n=2)

In-depth, semi-structured qualitative interview

study.

Facilitators perceived by parents

e  Trusted relationships with HCPs were highly valued. Continuity of care was a key
factor underpinning the development of such relationships.

Barriers perceived by parents

. Relationships with HCPs were fragile and trust was easily compromised. Trust was
compromised when:

o  parents discovered that an aspect of their child’s medical treatment was
not openly discussed
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e Category 4 (n=4)

o Parents felt that they were not being listened to.
o  Parents described conflicting advice as difficult.

Orkin, 2020 —
Qualitative study

14 mothers of 14 children

Qualitative content-analysis study comprising
demographic surveys and individual semi-
structured interviews.

Barriers perceived by parents

e  Parents mentioned that HCPs often underestimate their child’s quality of life,
highlighting the importance of asking the parents instead of interfering based on
clinical status.

Cicero-Oneto
2017 -
Qualitative study

. 13 parents/primary cares of 13
children with following diagnosis:
e 2 haematological neoplasm
e 9 extracranial solid tumour
. 2 tumour of the CNS

7 out of 13 children had already died

Qualitative study with individual, face-to-face,
semi-structured, and in-depth interviews.

Facilitators perceived by parents

. 6/13 parents indicated that confidence in the hospital in which their children were
being treated was a pivotal element in not having doubts about the treatment given
to their children.

Murrell 2018 —
Qualitative study

19 families, including 29 parents and 22
children with Type 1 SMA:

. 11 children living

. 11 deceased children

Qualitative descriptive design with individual or
small group interviews guided by a semi-
structured questionnaire.

Facilitators perceived by parents

. Some parents described positive experiences with HCPs who were cognizant of the
parents’ sensitivity to and familiarity with their child.

. Families indicated a desire for HCPs who were flexible in their care plan, and would
administer treatments based on the family’s wishes.

Sisk 2020 —
Qualitative study

77 parents and 1 grandparent of 78
children with following diagnoses:

. 35 leukaemia or lymphoma

. 30 solid tumor

. 13 brain tumor

A qualitative study using semistructured
telephone interviews using an interview guide.

Facilitators perceived by parents
. Relationships influenced exchange of information, because parents believed the
information if the clinician had credibility.

Zaal-Schuller
2016 —
Qualitative study

17 parents of 14 children with following
diagnoses:

. 3 post-resuscitation

. 5 genetic condition

. 1 neurologic condition

e 2 metabolic condition

e 3 unknown

11 Health Care Professionals of following

expertise:

. 6 paediatricians

. 1 rehabilitation specialists

. 1 paediatric Intensive Care
specialists

. 3 paediatric Neurologists

Retrospective, qualitative study, with semi-
structured interviews.

Facilitators perceived by parents

e  The majority of children had a long-lasting treatment relationship with a certain
physician. Parents mentioned that they would strongly prefer to start the EOL
decision-making process with that physician.

e 4/17 parents emphasized that the information and advice provided by their child’s
regular physician was very important to them during the EOL decision-making
process.

e Not all of the parents believed that disagreements were disturbing. They made them
reconsider their opinion about which choice to make.

. Parents mentioned that disturbing disagreements arose especially after an acute
deterioration of their child’s condition, because decisions had to be made under
time pressure and often without their regular physician.

Barriers perceived by parents

. Negative healthcare encounters contributed to a critical attitude towards physicians.

. 8/17 parents recalled one or more disagreements with a physician during the EOL
decision-making process.

. In cases of disagreement, some parents felt not heard and felt that physicians
regarded their child’s life as less valuable than a typically developed child.

Barriers perceived by HCPs and parents

. 2/11 HCPs and 3/17 parents expressed that disturbing disagreements had arisen
when parents still wanted ‘everything to be done’, also treatments physicians
considered to be futile at that point.
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. HCPs and 2/17 parents mentioned disagreement when parents wanted a treatment
to be forgone, while the physician still anticipated a realistic chance of improvement.

GRADE CERQual assessment (for conclusions reported in more than one study)

Study design: +4 7 qualitative studies

Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 7/7; Study design and theoretical approach: low in 7/7; Sample selection: low in
limitations: 1/7, unclear in 2/7, high in 4/7; Data collection: low in 6/7, unclear in 1/7; Data analysis: low in 7/7; Results: low in 7/7

Coherence: 0 No concerns on coherence

Relevance: 0 No concerns on relevance

Sufficiency of 0 No concerns on sufficiency of saturation

saturation:

Overall DDDHO MODERATE confidence in the evidence

assessment of
confidence in
findings
Conclusion: . Parents mentioned the importance of long-lasting, trusted relationships with HCPs (5 studies).
. Relationships were considered fragile and were easily compromised when parents felt not heard by HCPs. This included situations in which parents felt
that their child’s quality of life was underestimated or felt that they were excluded from conversations about the child (4 studies).

GRADE CERQual assessment (for conclusions reported in only one study)

Study design: +4 4 qualitative studies

Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 4/4; Study design and theoretical approach: low in 4/4; Sample selection: low in
limitations: 1/4, unclear in 1/4, high in 2/4; Data collection: low in 3/4, unclear in 1/4; Data analysis: low in 2/4, unclear in 2/4; Results: low in 4/4

Coherence: 0 No concerns on coherence

Relevance: 0 No concerns on relevance

Sufficiency of -1 Some concerns on sufficiency of saturation. Only 1 study performed for each conclusion below.

saturation:

Overall DHO O LOW confidence in the evidence

assessment of
confidence in
findings
Conclusion: . Parents sometimes experienced disagreements with HCPs. Not all disagreements were considered disturbing, it could also make parents reconsider
options. Disturbing disagreements arose when: parents still wanted ‘everything to be done’ but HCPs thought it was futile; when decisions had to be
made under time pressure because of acute deterioration of the child’s condition and when parents wanted a treatment to be forgone when there was still
a realistic chance of improvement (1 study).
o When parents felt part of the multidisciplinary team when discussing care goals, this positively influenced their openness to share perspectives (1 study).
Involvement of a subspecialty palliative care team was considered helpful (1 study).
. Parents preferred HCPs who are conscious of the family’s sensitivity and familiarity with the child, and desired HCPs who are flexible in their care plans
based on the family’s wishes (1 study).
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42441

Zorgprofessional perspectief

Study

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Number and type of participants

Method

Summary of findings

Interpersonal relations

Edwards, 15 directors/codirectors of paediatric home In-depth, semi-structured interviews over the Barriers perceived by HCPs
2017 — ventilation programs at children’s hospital of ~ phone, using an open-ended interview guide. e  Changing inpatient HCPs (2/15)
Qualitative following expertise: . Disagreement/discord between family and HCPs (1/15)
study . 11 paediatric pulmonologists
. 2 paediatric intensivists
. 2 specialized in both paediatric
pulmonology and critical care
Children treated in children’s hospital:
Children with Chronic Respiratory Failure
(CRF)
Odeniyi, 2017 10 Health Care Professionals of following Qualitative study using semi-structured Barriers perceived by HCPs
— Qualitative expertise: interviews. . Intensivist and oncologists were unsure whether increased intimacy with patients
study . 2 intensivist attendings made them more or less successful at engaging in challenging conversations.
. 1 intensive care fellow . Intensivist and oncologists agreed that oncologist had longer relations and stronger
e 4 oncologist attendings ties with the patients; however, they were concerned that the parents would feel that
. 3 oncologist fellows they were ‘giving up’ if they initiated goals of care discussions.
. Intensivist felt at times uncomfortable broaching sensitive discussions when they
had a less intimate relationship with the family.
Hein, 2020 — 14 Health Care Professionals of following 2 transdisciplinary workshops: Barriers perceived by HCPs and parents
Qualitative expertise: e  First workshop — discussion groups to e  Alatent conflict was identified between parents and institutional care workers, both
study e 4 paediatricians explore experiences with paediatric claiming to be experts and advocates for the child.
. 1 emergency physician advance care planning (6 parents, 14
e 1 psychologist HCPs).
e 1 chaplain e  Second workshop — dialogue groups to
e 3 nurses (intensive care, out-patient) discuss topics such as, participation of
o 2 social workers children and adolesc_:ents; paed|atr|<_:
o 2 special education teachers advance care plaqnlng docur_nentatlon;
supplementary written materials (5
9 bereaved parents of children aged 2 to 16 parents, 14 HCPs).
years with following type of conditions:
e 3 metabolic
. 2 oncological
. 2 perinatal
. 1 cardiological
. 2 neuromuscular
Day 2018 — 58 Health Care Professionals specialised in In-depth, semi-structured interviews and Barriers perceived by HCPs
Qualitative haematology, haematopoietic stem cell participant observations (during psycho-social e  The ‘right thing’ determined by clinical assessment did not always align with what
study transplantation or palliative care, working meetings, day-care meetings and pre-ward teenagers or parents wanted or deemed ‘right’.

principally with patients aged 13-25 years.

round meeting, and informal conversations).
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. 6 consultants

. 19 junior doctors (foundation year,
registrar/resident and specialty
registrar/fellow)

. 9 Clinical Nurse Specialists

. 10 ward nurses

. 14 allied HCP (psychologists,
physiotherapists, dieticians and social

workers)
Henderson 2017 36 Health Care Professionals (including Qualitative design using a group interview. Facilitators perceived by HCPs
— Qualitative medical, nursing, and allied health e Acknowledge your mistakes to family and also learn from them.
study professionals) e It can be helpful to acknowledge if you have said something wrong—even if not
immediate.

e  Appreciate pre-existing relationship(s) with families.

e  When HCPs know the family from the start, it is easier to prepare and journey with
the family.

Sasazuki 2019 — 15 Health Care Professionals of following Semi-structured, individual face-to-face Barriers perceived by HCPs
Qualitative study ~ specialties: interviews. e  Physicians experienced dilemmas when parents seemed unrealistic or overly
e 3 paediatric intensive care optimistic about their child’s condition.
e 2 paediatric cardiology . Physicians experienced difficulty that was caused by lack of social consensus. They
e 3 neonatology craved the availability of consensus justifying their decision-making process. Their
e 4 paediatric neurology dilemmas appeared when they struggled to reach agreement with the family,
. 3 paediatric oncology medical staff or society.

e  Physicians indicated that their dilemma emerged when they tried to bear the
parents’ pain and burden in combination with the maximal efforts exerted for the
child as a professional paediatrician.

Facilitators perceived by HCPs

e  Physicians referred to internal standards of virtue for what they considered to be
right, but not to external norms. They wished to do the right things as physicians.

Zaal-Schuller 17 parents of 14 children with following Retrospective, qualitative study, with semi- Facilitators perceived by HCPs
2016 — diagnoses: structured interviews. e  Many physicians mentioned the importance of a long-lasting treatment relationship
Qualitative study ® 3 post-resuscitation with the parents.
e 5 genetic condition Facilitators perceived by HCPs
. 1 neurologic condition e  Physicians emphasized that not all disagreements were disturbing. Disagreements
e 2 metabolic condition could also challenge them to think about alternatives that would be more suitable for
. 3 unknown the specific situation of the child.
Barriers perceived by HCPs and parents
11 Health Care Professionals of following . 2/11 HCPs and 3/17 parents expressed that disturbing disagreements had arisen
expertise: when parents still wanted ‘everything to be done’, also treatments physicians
. 6 paediatricians considered to be futile at that point.
. 1 rehabilitation specialists . HCPs and 2/17 parents mentioned disagreement when parents wanted a treatment
e 1 paediatric Intensive Care to be forgone, while the physician still anticipated a realistic chance of improvement.
specialists

. 3 paediatric Neurologists

GRADE CERQual assessment (for conclusions reported in more than one study)
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Study design:

Methodological
limitations:

Coherence:
Relevance:
Sufficiency of
saturation:
Overall
assessment of
confidence in
findings
Conclusion:

+4
-1

[eNeNe)

7 qualitative studies

Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 7/7; Study design and theoretical approach: low in 6/7, unclear in 1/7; Sample
selection: unclear in 5/7, high in 2/7; Data collection: low in 2/7, unclear in 5/7; Data analysis: low in 4/7, unclear in 3/7; Results: low in 6/7, high in 1/7

No concerns on coherence

No concerns on relevance

No concerns on sufficiency of saturation

DDPDPOS MODERATE confidence in the evidence

. HCPs mentioned a long-lasting treatment relationship with parents as a facilitator for decision-making (4 studies).

. HCPs mentioned that it can be difficult to reach agreement with parents and/or children when opinions about ACP or EOL decisions differed (3 studies).

. HCPs experienced disagreements with families (3 studies). Not all disagreements were considered disturbing, it could also challenge HCPs to think of
more suitable alternatives. Disturbing disagreements arose when: parents were unrealistic or overly optimistic and when parents wanted a treatment to be
forgone when there was still a realistic chance of improvement (1 study).

GRADE CERQual assessment (for conclusions reported in only one study)

Study design:

Methodological
limitations:

Coherence:
Relevance:
Sufficiency of
saturation:
Overall
assessment of
confidence in
findings
Conclusion:

+4
-1

0
0
-1

1 qualitative study

Serious methodological limitations. Aim and appropriateness of qualitative evidence: low in 1/1; Study design and theoretical approach: unclear in 1/1; Sample selection:
unclear in 1/1; Data collection: unclear in 1/1; Data analysis: unclear in 1/1; Results: high in 1/1

No concerns on coherence

No concerns on relevance

Some concerns on sufficiency of saturation. Only 1 study performed.

DPO O LOW confidence in the evidence

Acknowledging mistakes and learning from it is considered helpful by HCPs (1 study).
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4.2.5 Holistische benadering van zorg
4.2.5.1 Geincludeerde subthema’s
Included subthemes

Attention for the families’ situation

Provision of hope

Attention for differentcultures

Attention for faith and religion
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4.2.5.2 Aandacht voor de situatievan de familie
42521

Ouderperspectief

Study

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Number and type of participants

Method

Summary of findings

Attention for the families’ situation

Beecham,
2017 -
Qualitative
study

18 parents

e 9 parents whose child was currently
receiving palliative care

e 9 bereaved parents whose child had
received palliative care

Children had following type of conditions:
o 10 neurologic

2 metabolic

2 oncologic

1 gastroenterological

1 immunologic

1 respiratory

o 1 chromosomal abnormality

O O 0 0O

Open-ended, semi-structured interviews.

Facilitators perceived by parents

e  All parents prominently mentioned the interaction between clinicians and parents,
including the need for clinicians to understand the bigger picture of the life of the
child and the wider family, rather than simply focusing on treating a particular
symptom.

Fahner, 2021
— Qualitative
study

20 parents of 17 children with life-limiting
conditions (10 bereaved parents of 6

children who died) with following diagnoses:

7 chromosomal anomaly
4 congenital heart disease
2 CNS tumour

1 cystic Fibrosis

1 neuromuscular disease
1 epilepsy syndrome

1 perinatal asphyxia

Qualitative interviews; focus group interviews
and individual interviews.

Facilitators perceived by parents
. Patients wanted paediatricians to explore what their lives were like from a
psychological, social and spiritual point of view.

Fahner, 2020
— Qualitative
study

20 parents of 17 seriously ill children with
following diagnoses:

e 7 chromosomal anomaly

e 4 congenital heart disease

e 2 CNS tumour

. 1 cystic fibrosis

. 1 neuromuscular disease

. 1 epilepsy syndrome

. 1 perinatal asphyxia

6 children are deceased.
10 parents participated in a focus group
interview.

Interpretive qualitative study, with individual
face-to-face interviews and two focus group
interviews.

Barriers perceived by parents

. Parents mentioned the need for acknowledgment for their challenging context, and
expressed they felt that clinicians have no idea how caring for a seriously ill child
impacts their daily life.

. Parents reported little room to share perspectives outside the medical domain, but
would appreciate it. And expressed to value clinician’s awareness of the child’s
identity apart from their disease.

. Paediatricians rather talk about medical themes relating to ACP than exploring
individual family values.

Facilitators perceived by parents

. Most parents did not spontaneously talk about underlying views, values, hopes,
fears, and worries. Recognizing or discussing parent’s fears confronted them with
worst-case scenarios as a reality. It enabled them to prevent or prepare themselves
for a feared situation and left them with greater peace of mind in the present.
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. Some parents mentioned that they would have valued more attention to their fears,
because it made them feel overwhelmed and unprepared when a worst-case
scenario occurred

Hein, 2020 — 9 bereaved parents of children aged 2 to 16 2 transdisciplinary workshops: Facilitators perceived by parents
Qualitative years with following type of conditions: e  First workshop — discussion groups to e  Parents asked that professionals place the focus on the child.
study . 3 metabolic explore experiences with paediatric
e 2 oncological advance care planning (6 parents, 14
e 2 perinatal HCPs).
e 1 cardiological e Second workshop — dialogue groups to
e 2 neuromuscular discuss topics such as, participation of
children and adolescents; paediatric
advance care planning documentation;
supplementary written materials (5
parents, 14 HCPs).
Lord, 2020 — 13 bereaved parents of 12 children with Qualitative, semi-structured interviews. Facilitators perceived by parents
Qualitative medical complexity: e Perceptions of their child’s quality of life and specific goals for their children (both
study . 11 genetic or congenital short- and long-term) were key contributors to ACP (e.g. goals for being at home
. 1 acquired together as a family as much as possible or having typical family outings).
Lotz, 2017 - 11 parents of 9 deceased children with Qualitative, practice-informing, semi-structured  Facilitators perceived by parents
Qualitative following diagnoses: interview study. e All parents mentioned that discussing psychosocial and daily life issues was
study e 3 cancer particularly important to them.
. 1 spinal muscular atrophy type | e  Parents advocated for an individually adapted approach that takes into account the
e 1 cystic fibrosis respective situation, needs, and concerns of the whole family.
. 1 leukodystrophy
. 1 hypo plastic left heart syndrome
. 1 complex malformation syndrome
. 1 unknown syndrome
Orkin, 2020 — 14 mothers of 14 children Qualitative content-analysis study comprising Facilitators perceived by parents
Qualitative demographic surveys and individual semi- e  Several parents reinforced that understanding family’s values and believes is a
study structured interviews. foundational aspect of ACP, and mentioned how their belief system and values
guided their decision-making.

. Parents indicated that ACP discussions including conversations surrounding hopes
and goals for their child were beneficial for their child’s life, because they provided
opportunities to collaboratively work toward and/or reframe hopes and goals.

Murrell 2018 — 19 families, including 29 parents and 22 Qualitative descriptive design with individual or  Facilitators perceived by parents

Qualitative study

children with Type 1 SMA:
. 11 children living

small group interviews guided by a semi-
structured questionnaire.

. Parents appreciated the presence of a HCP who understood the importance of
factors influencing the family’s decision-making, incl. work, school and other

. 11 deceased children children.
GRADE CERQual assessment
Study design: +4 8 qualitative studies
Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 8/8; Study design and theoretical approach: low in 8/8; Sample selection: low in
limitations: 1/8, unclear in 1/8, high in 6/8; Data collection: low in 4/8, unclear in 4/8; Data analysis: low in 3/8, unclear in 5/8; Results: low in 8/8
Coherence: 0 No concerns on coherence
Relevance: 0 No concerns on relevance
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Sufficiency of 0 No concerns on sufficiency of saturation

saturation:

Overall DD O MODERATE confidence in the evidence

assessment of

confidence in

findings

Conclusion: e Parents mentioned the need for HCPs to understand and acknowledge the impact on daily life of the child and family including psychological and social
issues, such as work, school and other children, rather than simply focusing on medical problems only (7 studies).

. Parents mentioned the importance of HCPs understanding family’s individual values, believes, hopes, goals and fears for making ACP and EOL decisions

and preparing parents for worst-case scenarios (2 studies).

Richtlijn palliatieve zorg voor kinderen - 2022




4.2.5.2.2 Zorgprofessional perspectief

Study

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Number and type of participants

Method

Summary of findings

Attention for the families’ situation

Orkin, 2020 — 11 Health Care Professionals (8 physicians, Qualitative content-analysis study comprising Facilitators perceived by HCPs
Qualitative 2 nurses, 1 social worker) of following demographic surveys and individual semi- . HCPs noted the importance of taking time to recognize, understand, and support
study expertise: structured interviews. diversity and individuality between families.
e 2 complex care . HCPs noted that understanding family’s values and believes is a foundational
e 3 paediatric medicine aspect of ACP, allowing them to tailor care individually.’
e 2 respiratory medicine . HCPs expressed that understanding family’s hopes and goals in the context of their
e 1 paediatric haematology and oncology child’s illness is an essential aspect of ACP.
. 1 critical care
. 1 neonatal intensive care
. 1 palliative care
Henderson 36 Health Care Professionals (including Qualitative design using a group interview. Facilitators perceived by HCPs
2017 - medical, nursing, and allied health e  Be aware of the importance of needs of the child and their family, including
Qualitative professionals) significant others.
study e  Clinical history — HCPs should be aware of expectations of family.

HCPs know what key supports for families are in place, e.g., grandparents, close
friend, elder from community, spiritual adviser?
HCPs should have facts about families correct.

Study design:

Methodological
limitations:

Coherence:
Relevance:
Sufficiency of
saturation:
Overall
assessment of
confidence in
findings
Conclusion:

GRADE CERQual assessment

+4 2 qualitative studies

-2 Serious methodological limitations. Aim and appropriateness of qualitative evidence: low in 2/2; Study design and theoretical approach: low in 1/2, unclear in 1/2; Sample
selection: unclear in 1/2, high in 1/2; Data collection: low in 1/2, unclear in 1/2; Data analysis: low in 1/2, unclear in 1/2; Results: low in 1/2, high in 1/2

0 No concerns on coherence
0 No concerns on relevance
0

No concerns on sufficiency of saturation

DPE O LOW confidence in the evidence

HCPs mentioned the importance of acknowledging the values, beliefs, needs and expectations of the child and their family in the context of the child’s illness
for making ACP and EOL decisions (2 studies).
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4.2.5.3 Het geven van hoop
4.2.5.3.1 Ouderperspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making

. 9 extracranial solid tumour
. 2 tumour of the CNS
7 out of 13 children had already died

Study Number and type of participants Method Summary of findings
Provision of hope
Lotz, 2017 — 11 parents of 9 deceased children with Qualitative, practice-informing, semi-structured  Facilitators perceived by parents
Qualitative following diagnoses: interview study. e  Several parents highlighted the importance of strengthening parents by maintaining
study . 3 cancer hope, e.g. that the child lives “longer than expected,” that “the days together are
. 1 spinal muscular atrophy type | good,” and that they “can still do a lot for their children” and be good parents.
. 1 cystic fibrosis
. 1 leukodystrophy
. 1 hypo plastic left heart syndrome
. 1 complex malformation syndrome
. 1 unknown syndrome
Cicero-Oneto . 13 parents/primary cares of 13 Qualitative study with individual, face-to-face, Facilitators perceived by parents
2017 - children with following diagnosis: semi-structured, and in-depth interviews. e  Parents expressed the need for messages of hope, messages that “lift the spirits”.
Qualitative study e 2 haematological neoplasm

Mekelenkamp
2020 -
Qualitative study

14 parents of 8 children that died within a
year after allogeneic HSCT, with following
diagnoses:

e 2 bone marrow failure

e 4 malignancy

. 1 hemoglobinopathy

. 1 primary immune deficiency

Qualitative descriptive study with in-depth
face-to-face individual interviews and a
background questionnaire.

Facilitators perceived by parents

. Guidance from HCPs in making treatment trajectory as bearable as possible and
keep the hope alive, supported parents to keep going and focus on decision-making
aiming for cure.

Sisk 2020 -
Qualitative study

77 parents and 1 grandparent of 78
children with following diagnoses:

. 35 leukaemia or lymphoma

. 30 solid tumor

. 13 brain tumor

A qualitative study using semistructured
telephone interviews using an interview guide.

Barriers perceived by parents

. Many parents varied in their preferences for how clinicians should support hope.
Some parents preferred clinicians to emphasize positives. For some parents,
clinicians supported hope by expressing an intention to cure the child, even if cure
was unlikely. Other parents expressed the importance of avoiding false hopes.

Facilitators perceived by parents

. Many parents expressed that hope was essential for their coping and wellbeing.

assessment of
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GRADE CERQual assessment (for conclusions reported in more than one study)

Study design: +4 4 qualitative studies

Methodological -1

limitations:

Coherence: 0 No concerns on coherence

Relevance: 0 No concerns on relevance

Sufficiency of 0 No concerns on sufficiency of saturation

saturation:

Overall DDDOS MODERATE confidence in the evidence

Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 4/4; Study design and theoretical approach: low in 4/4; Sample selection: low in
1/4, high in 3/4; Data collection: low in 3/4, unclear in 1/4; Data analysis: low in 3/4, unclear in 1/3; Results: low in 4/4




confidence in

findings

Conclusion: Parents mentioned the importance of maintaining hope by HCPs (4 studies).
GRADE CERQual assessment (for conclusions reported in only one study)

Study design: +4 1 qualitative study

Methodological 0 No methodological limitations. Aim and appropriateness of qualitative evidence: low in 1/1; Study design and theoretical approach: low in 1/1; Sample selection: low in 1/1;
limitations: Data collection: low in 1/1; Data analysis: low in 1/1; Results: low in 1/1
Coherence: 0 No concerns on coherence

Relevance: 0 No concerns on relevance

Sufficiency of -1 Some concerns on sufficiency of saturation. Only 1 study performed.

saturation:

Overall DDDOS MODERATE confidence in the evidence

assessment of

confidence in

findings

Conclusion: Parents varied in their preferences of how HCPs should support hope: although some wanted them to emphasize positives or wanted them to express an
intention to cure the child, others mentioned the importance of avoiding false hopes (1 study).
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4.2.5.4 Aandacht voor verschillende culturen

4.2.5.4.1 Ouderperspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Study Number and type of participants

Method

Summary of findings

Attention for different cultures

Murrell 2018 — 19 families, including 29 parents and 22
Qualitative study  children with Type 1 SMA:

. 11 children living

. 11 deceased children

Qualitative descriptive design with individual or
small group interviews guided by a semi-
structured questionnaire.

Facilitators perceived by parents

e  Families expressed a desire for a medical team that is culturally sensitive and
anticipates how families may interpret information given their culture.

Barriers perceived by parents

. Culture was a significant indicator of how parents preferred the diagnosis to be
delivered. It also differs between families and education levels. Some families
preferred straightforward diagnosis delivery, while others resented receiving the
news in a direct manner.

e  Families had a varied preference for cultural sensitivity at time of diagnosis and
treatment.

Zaal-Schuller
2016 - diagnoses:
Qualitative study ® 3 post-resuscitation
. 5 genetic condition
. 1 neurologic condition
. 2 metabolic condition
e 3 unknown

17 parents of 14 children with following

Retrospective, qualitative study, with semi-
structured interviews.

Barriers perceived by parents

. One couple of parents with a Moroccan background reported that the cultural and
legislative differences between The Netherlands and Morocco were a complicating
factor, which caused disagreement with physicians.

GRADE CERQual assessment

Study design: +4 2 qualitative studies
Methodological 0

limitations:

Coherence: 0 No concerns on coherence
Relevance: 0 No concerns on relevance
Sufficiency of -1

saturation:

Overall

assessment of

confidence in

findings

Conclusion: .

DDPOS MODERATE confidence in the evidence

Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 2/2; Study design and theoretical approach: low in 2/2; Sample selection: low in
1/2, unclear in 1/2; Data collection: low in 2/2; Data analysis: low in 1/2, unclear in 1/2; Results: low in 2/2

Some concerns on sufficiency of saturation due to small sample size (N=19/N=17). Only 1 study performed.

Parents desired HCPs to be culturally sensitive in delivering information (1 study).

. Differences in cultural background, causing disagreement with HCPs, was perceived as a barrier by parents (1 study).
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42542 Zorgprofessional perspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Study Number and type of participants Method Summary of findings

Attention for different cultures

Edwards, 2017 15 directors/codirectors of paediatric home  In-depth, semi-structured interviews over the Barriers perceived by HCPs

— Qualitative ventilation programs at children’s hospital phone, using an open-ended interview guide. e  Fear that parents think that they are being discriminated because of their
study of following expertise: socioeconomic status (1/15)

. 11 paediatric pulmonologists

. 2 paediatric intensivists

. 2 specialized in both paediatric
pulmonology and critical care

Children treated in children’s hospital:
Children with Chronic Respiratory Failure

(CRF)
Henderson 2017 36 Health Care Professionals (including Qualitative design using a group interview. Facilitators perceived by HCPs
— Qualitative medical, nursing, and allied health e  Have cultural humility and curiosity.
study professionals) e  Knowing the culture; be aware of cultural awareness and language, how they are

used, and what is said.

Zaal-Schuller 11 Health Care Professionals of following Retrospective, qualitative study, with semi- Barriers perceived by HCPs
2016 — expertise: structured interviews. . EOL decision-making could be complicated by differences in ethnic, religious and/or
Qualitative study ¢ 6 paediatricians linguistic backgrounds.

. 1 rehabilitation specialists

. 1 paediatric Intensive Care

specialists

e 3 paediatric Neurologists
GRADE CERQual assessment (for conclusions reported in more than one study)
Study design: +4 2 qualitative studies
Methodological -2 Serious methodological limitations. Aim and appropriateness of qualitative evidence: low in 2/2; Study design and theoretical approach: low in 1/2, unclear in 1/2; Sample
limitations: selection: unclear in 2/2; Data collection: low in 1/2, unclear in 1/2; Data analysis: low in 1/2, unclear in 1/2; Results: low in 1/2, high in 1/2
Coherence: 0 No concerns on coherence
Relevance: 0 No concerns on relevance
Sufficiency of 0 No concerns on sufficiency of saturation
saturation:
Overall DPO O LOW confidence in the evidence
assessment of
confidence in
findings
Conclusion: HCPs mentioned that EOL discussions can be complicated by differences in ethnic, religious and/or linguistic backgrounds, and stated the importance of

having cultural humility and curiosity, and being aware of cultural awareness and language (2 studies).

GRADE CERQual assessment (for conclusions reported in only one study)

Study design: +4 1 qualitative study

Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 1/1; Study design and theoretical approach: low in 1/1; Sample selection: high in
limitations: 1/1; Data collection: unclear in 1/1; Data analysis: low in 1/1; Results: low in 1/1

Coherence: 0 No concerns on coherence
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Relevance: 0 No concerns on relevance

Sufficiency of -1 Some concerns on sufficiency of saturation due to small sample size (N=15). Only 1 study performed.
saturation:
Overall DB 6 LOW confidence in the evidence

assessment of

confidence in

findings

Conclusion: One HCP mentioned parents’ fear of being discriminated because of socioeconomic status as a barrier for decision-making (1 study).
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4.2.5.5 Aandacht voor geloof en religie

4.2.5.5.1

Ouderperspectief

Study

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Number and type of participants

Method

Summary of findings

Attention for faith and religion

Edwards, 2020 —
Qualitative study

44 parents of 43 children:

. 18 contemporaneous invasive long-
term ventilation decision-makers

. 10 contemporaneous non-invasive
long-term ventilation decision-makers

e 8 former invasive long-term
ventilation decision-makers

e 8 former non-invasive long-term
ventilation decision-makers

1 young woman using invasive long-term

ventilation

1 adolescent girl being initiated on non-

invasive long-term ventilation

Semi-structured interviews using an open-
ended interview guide. Interviews were
conducted in person or over the phone

Facilitators perceived by parents
Parents had various approaches to manage stress in decision-making

. 5/44 parents put their faith in a higher power. This higher power would guide their
decision-making or dictate how things should be.

Superdock 2018
— Qualitative
study

28 parents of 17 children with following
diagnoses:

e 5 complex congenital heart disease
. 7 genetic/metabolic disease/HSCT
. 5 extreme prematurity

Longitudinal, qualitative, descriptive design,
with longitudinal series of one-on-one
interviews, field notes, questionnaires, and
medical chart data.

Faith & hope — Facilitators perceived by parents

. Parents believed faith was integral to decision-making, because it gave them
confidence in decisions, guarded against regret, and aided joint decision-making
with their spouse.

. If decisions became more complicated or consequential (e.g. new devices, goals-
of-care, end-of-life), parents spoke more emphatically about the importance of
maintaining hope and faith.

God is in control — Facilitators perceived by parents

e  All mothers and most fathers emphasize the belief that god is in control. This belief
empowered parents to make decisions, or at times it motivated parents to abstain
from making decisions.

e  Surrendering control to god freed parents from the burden to control chaotic
situations themselves, but parents admitted that it was not easy or straight forward
and wanted to remain engaged in their child’s care.

. Parents did not expect HCPs to surrender control to god, but seemed pleased when
physicians acknowledged a higher authority.

Presence or voice of god — Facilitators perceived by parents
. Many parents said they could not have endured their circumstances or made
decisions without god’s presence.

Belief in miracles/divine intervention
Facilitators perceived by parents
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. Belief in miracles was related to beliefs about god and influenced decisions in

similar ways. If god is in control, then god can intervene in the world and bring about
events that defy medical explanation.

e Belief in miracles sometimes pushed parents to pursue aggressive treatment, and
other times allowed parents to de-escalate aggressive care.

e  To parents, if god miraculously brought their child into the world, he would
miraculously keep them alive, and were therefore less likely to accept poor
prognoses or “give up” hope.

Barriers perceived by parents

. Some parents expressed that they did not feel physicians understood their believes.

Meaning of suffering — Facilitators perceived by parents

e  The belief that god is perfectly good affected how parents interpreted suffering.
Either god predetermined a purpose for suffering, or he could bring good things
from suffering

Life & death — Facilitators perceived by parents
e  When parents believed they were “meant to be” their child’s parents, they were
empowered to trust their instincts about what was best for the child.

Praying — Facilitators perceived by parents

. In four cases, praying played a large role in parents’ decisions, incl. treatment
initiation decisions, choice of hospital, medical procedures, relocation, resuscitation
orders, withdrawal of life-sustaining therapy.

. Parents did not always state the way the prayers guided the decisions, but were
clear they engendered peace and confidence in their choices.

e  Faith communities did not directly impact decision-making, but one family
suggested that the support of the church community reinforced their decision to
leave the hospital and care for their child at home.

GRADE CERQual assessment (for conclusions reported in more than one study)

Study design: +4 2 qualitative studies

Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 2/2; Study design and theoretical approach: low in 2/2; Sample selection: unclear
limitations: in 1/2, high in 1/2; Data collection: low in 2/2; Data analysis: low in 2/2; Results: low in 2/2

Coherence: No concerns on coherence

0
Relevance: 0 No concerns on relevance
Sufficiency of 0 No concerns on sufficiency of saturation
saturation:
Overall DDDO MODERATE confidence in the evidence
assessment of
confidence in
findings

Conclusion: Parents expressed that hope, faith, religion and praying influenced decision-making (2 studies):
o Faith and belief in god empowered parents to make or abstain from decisions, guarded against regret and aided joint decision-making with their
spouse, especially when decisions became more complicated or consequential (2 study).
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o Belief in miracles sometimes pushed parents to pursue or de-escalate aggressive treatment. It could make parents not accept poor prognosis,
because they believed god would keep their child miraculously alive (1 study).

GRADE CERQual assessment (for conclusions reported in only one study)

Study design: +4 1 qualitative study

Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 1/1; Study design and theoretical approach: low in 1/1; Sample selection: high in
limitations: 1/1; Data collection: low in 1/1; Data analysis: low in 1/1; Results: low in 1/1

Coherence: 0 No concerns on coherence

Relevance: 0 No concerns on relevance

Sufficiency of -1 Some concerns on sufficiency of saturation. Only 1 study performed.

saturation:

Overall DPO O LOW confidence in the evidence

assessment of

confidence in

findings

Conclusion: Parents sometimes felt HCPs did not understand their believes. They did not expect HCPs to surrender control to god, but were pleased when HCPs
acknowledged their believes (1 study).
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4.255.2 Zorgprofessional perspectief

Study

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Number and type of participants

Method

Summary of findings

Attention for faith and religion

Edwards, 2017
— Qualitative
study

15 directors/codirectors of paediatric home

ventilation programs at children’s hospital

of following expertise:

. 11 paediatric pulmonologists

e 2 paediatric intensivists

e 2 specialized in both paediatric
pulmonology and critical care

Children treated in children’s hospital:
Children with Chronic Respiratory Failure
(CRF)

In-depth, semi-structured interviews over the

phone, using an open-ended interview guide.

Barriers perceived by HCPs
e  Theological fatalism (1/15)

Superdock 2018
— Qualitative
study

108 Health Care Professionals of following
specialties:

. 30 attending physicians

e 5 fellow physicians

e 25 nurse practitioners

e 27 nurses

e 22 social workers

Longitudinal, qualitative, descriptive design,
with longitudinal series of one-on-one
interviews, field notes, questionnaires, and
medical chart data.

1. Faith & hope

Barriers perceived by HCPs

. HCPs had mixed feelings about parental hope and faith. Faith kept parents hopeful
enough to be involved and endure stress, but became problematic when cure was
no longer possible from a medical standpoint. Many HCPs began to worry that faith-
based hope was allowing parents to disregard medical evidence when making
decisions.

2. God s in control
Barriers perceived by HCPs
. Many HCPs believed sacrificing control should mean letting “nature take its course”.

3. Belief in miracles/divine intervention

Belief in miracles was related to beliefs about god and influenced decisions in similar

ways. If god is in control, then god can intervene in the world and bring about events that

defy medical explanation.

Barriers perceived by HCPs

. HCPs used the term “miracle” reluctantly. Some HCPs said their experience with
medical miracles made them less confident in their ability to “predict the future”, and
more cautious when communicating poor prognosis.

4.  Meaning of suffering

Barriers perceived by HCPs

e The issue of suffering seemed to be the greatest point of contention between HCPs
and parents. HCPs believed suffering was only allowed when necessary to prolong
a life of good quality.

e  Physicians felt that parents used religion and spirituality beliefs to “rationalize” the
infant’s short-term suffering.
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. In one case, a physician stated that the parents “just didn’t care” that the infant was
suffering.

5. Praying

Barriers perceived by HCPs

. In one case, a HCP reported that a family’s pastor prohibited endotracheal tube
removal, and they abided by that condition while de-escalating care in other ways.

GRADE CERQual assessment

Study design: +4
Methodological -1
limitations:

Coherence: 0
Relevance: 0
Sufficiency of 0
saturation:

Overall

assessment of
confidence in

findings

Conclusion:

2 qualitative studies

Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 2/2; Study design and theoretical approach: low in 2/2; Sample selection: high in
2/2; Data collection: low in 1/2, unclear in 1/2; Data analysis: low in 2/2; Results: low in 2/2

No concerns on coherence

No concerns on relevance

No concerns on sufficiency of saturation

DDPD O MODERATE confidence in the evidence

HCPs worried that hope, faith, religion and theological fatalism allowed parents to disregard medical evidence in decision-making (2 study).
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4.2.6 Timing

4.2.6.1 Géincludeerde subthema’s
Timing and initiation

Ongoing process

Sufficient time for decision-making

4.2.6.2 Timing en initiatie
4.2.6.2.1 Ouderperspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making
Study Number and type of participants Method Summary of findings
Timing and initiation
Edwards, 44 parents of 43 children: Semi-structured interviews using an open-ended  Barriers perceived by parents
2020 - . 18 contempqraneoqs‘invasive long- interview guide. Interviews were conducted in e  Pressure to make a decision was considered an unhelpful communication practice
Qualitative term ventilation decision-makers person or over the phone by contemporaneous decision makers (9/28).
study . 10 contemporaneous non-invasive
long-term ventilation decision-makers
. 8 former invasive long-term ventilation
decision-makers
. 8 former non-invasive long-term
ventilation decision-makers
1 young woman using invasive long-term
ventilation
1 adolescent girl being initiated on non-
invasive long-term ventilation

Fahner, 20 parents of 17 seriously ill children with Interpretive qualitative study, with individual Barriers perceived by parents
2020 - following diagnoses: face-to-face interviews and two focus group e  Some parents addressed treatment limitations themselves because they considered
Qualitative e 7 chromosomal anomaly interviews. this as an essential part of what they valued as good care. They emphasized they
study e 4 congenital heart disease would prefer clinicians to initiate these discussions, because the accompanying

. 2 CNS tumour emotional distress could be a parental barrier to initiate these conversations.

. 1 cystic fibrosis

. 1 neuromuscular disease

. 1 epilepsy syndrome

. 1 perinatal asphyxia

6 children are deceased.
10 parents participated in a focus group
interview.
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Hein, 2020 —

9 bereaved parents of children aged 2 to 16

2 transdisciplinary workshops:

Barriers perceived by parents

Qualitative years with following type of conditions: e  First workshop - discussion groups to e  ‘Timing might never be right’. However, missed opportunities to engage in paediatric
study e 3 metabolic explore experiences with paediatric advance care planning may lead to regrets.
. 2 oncological advance care planning (6 parents, 14 . Even bereaved parents were not able to give a clear definition of a ‘right time’ to
e 2 perinatal HCPs). initiate advance care planning.
e 1 cardiological »  Second workshop - dialogue groups to e  Parents described in detail what they considered as wrong times: shortly after
e 2 neuromuscular discuss topics such as, participation of breaking bad news, shortly after overcoming a crisis or under time pressure.
children and adolescents; paediatric e Most participants favoured an early start of paediatric advance care planning. Some
advance care planning documentation; parents questioned this approach and demanded a previous assessment of parental
supplementary written materials (5 readiness.
parents, 14 HCPs). Facilitators perceived by parents

e  Timing might never be right. One solution might be to offer families timely to
participate in paediatric advance care planning and to repeat this offer regularly in
case parents do not feel ready.

. Parents confirmed that there was a time during which they preferred to avoid thinking
about end-of-life issues. However, at some point, they realised that their child was not
going to get better. Parents described this moment as a turning point, after which they
felt ready to engage in advance care planning.

. Parents asked that professionals allow decision-making without pressure.

Lord, 2020 = 13 bereaved parents of 12 children with Qualitative, semi-structured interviews. Facilitators perceived by parents
Qualitative medical complexity: e  Many parents felt discussions should occur early.
study . 11 genetic or congenital Barriers perceived by parents

. 1 acquired e  Some parents expressed that they felt that they should be the ones indicating when

they are ready to engage in such conversations or they felt the conversations were to
frequent.

Lotz,2017= 11 parents of 9 deceased children with Qualitative, practice-informing, semi-structured  Facilitators perceived by parents
Qualitative following diagnoses: interview study. e Parents indicated that early conversations and planning ahead were helpful through
study . 3 cancer empowering them to make good decisions for their child and be a good parent,

e 1 spinal muscular atrophy type | facilitating coping, and giving a sense of control and security by preparing for what

. 1 cystic fibrosis may come.

. 1 leukodystrophy Barriers perceived by parents

. 1 hypo plastic left heart syndrome e  Parents mentioned that HCPs should gently introduce and repeatedly offer ACP

. 1 complex malformation syndrome conversations but should not put pressure on parents.

. 1 unknown syndrome
Mitchell, 17 parents of 11 deceased children In-depth, semi-structured qualitative interview Barriers perceived by parents
2019 - study. e  Parents reported that the timing of conversations with respect to ACP was important,
Qualitative Child’s diagnosis/Together for Short Lives but could be particularly difficult where there was uncertainty about the likely outcome
study category: of a treatment or procedure, such as surgery or a new medical intervention.

e  Category 1 (n=5) e  Parents described the need to be in a ‘place of acceptance’ in order for ACP

. Category 2 (n=0) conversations to take place.

. Category 3 (n=2)

. Category 4 (n=4)
Orkin, 2020 14 mothers of 14 children Qualitative content-analysis study comprising Facilitators perceived by parents and HCPs
— Qualitative demographic surveys and individual semi- . Participants emphasized that ACP should start at time of diagnosis and should occur
study structured interviews. before a medical crisis.
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11 Health Care Professionals (8 physicians,
2 nurses, 1 social worker) of following
expertise:

. 2 complex care

. 3 paediatric medicine

e 2 respiratory medicine

. 1 paediatric haematology and oncology
. 1 critical care

. 1 neonatal intensive care

. 1 palliative care

Barriers perceived by parents
. Parents stated that HCPs should respect their feelings and not push for
conversations when they make it clear that they are not ready to engage.

Sisk 2020 — 77 parents and 1 grandparent of 78 children A qualitative study using semistructured Barriers perceived by parents
Qualitative with following diagnoses: telephone interviews using an interview guide. e Some parents preferred conversations to be tempered or delayed.
study e 35 leukaemia or lymphoma
e 30 solid tumor
e 13 brain tumor
Zaal- 17 parents of 14 children with following Retrospective, qualitative study, with semi- Barriers perceived by parents
Schuller diagnoses: structured interviews. e Half of the 17 parents mentioned that they felt it was a missed opportunity that
2016 — e 3 post-resuscitation physicians did not take the initiative to talk about EOL discussions when the child was
Qualitative e 5 genetic condition still in a stable condition.
study . 1 neurologic condition

. 2 metabolic condition
. 3 unknown

GRADE CERQual assessment (for conclusions reported in more than one study)

Study design:
Methodological
limitations:
Coherence:
Relevance:

Sufficiency of
saturation:

Overall assessment

+4 9 qualitative studies

-1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 9/9; Study design and theoretical approach: low in 9/9; Sample selection: low in
1/9, unclear in 3/9, high in 5/9; Data collection: low in 6/9, unclear in 2/9, high in 1/9; Data analysis: low in 7/9, unclear in 2/9; Results: low in 9/9

-1 Some concerns on coherence, some supported starting ACP and EOL discussions as early as possible, others mentioned they wanted to wait until they felt ready.

0 No concerns on relevance

0 No concerns on sufficiency of saturation

of confidence in

findings
Conclusion:

DPE O LOW confidence in the evidence

e Although some parents find it difficult to define the right timing of initiating ACP and EOL discussions and felt timing might never be right (3 studies),
most parents do support early initiation (4 studies), while some preferred delaying or tempering ACP and EOL discussions (1 study).

. Parents expressed the need to feel ready before starting to engage in ACP and EOL discussions, without feeling pressured (6 studies).

. Parents considered it a missed opportunity when physicians did not initiate ACP or EOL discussions (2 studies).

e  Parents found it helpful to regularly repeat offering ACP and EOL discussions (2 studies).

GRADE CERQual assessment (for conclusions reported in only one study)

Study design:
Methodological
limitations:
Coherence:
Relevance:

+4 2 qualitative studies

-1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 2/2; Study design and theoretical approach: low in 2/2; Sample selection: unclear
in 2/2; Data collection: low in 1/2, unclear in 1/2; Data analysis: low in 1/2, unclear in 1/2; Results: low in 2/2

0 No concerns on coherence

0 No concerns on relevance
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Sufficiency of -1 Some concerns on sufficiency of saturation due to small sample size (N=9/N=17). Only 1 study performed.

saturation:

Overall assessment DPe O LOW confidence in the evidence

of confidence in

findings

Conclusion: Parents mentioned that wrong timing of initiating ACP or EOL discussions includes shortly after breaking bad news (1 study), shortly after overcoming a crisis

(1 study), or when the child is in an ‘unstable’ condition (1 study).
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4.2.6.2.2 Zorgprofessional perspectief

Study

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Number and type of participants

Method

Summary of findings

Timing and initiation

Edwards, 15 directors/codirectors of paediatric home  In-depth, semi-structured interviews over  Facilitators perceived by HCPs
2017 — ventilation programs at children’s hospital the phone, using an open-ended e Directors emphasized that the decision-making process around long-term ventilation should
Qualitative of following expertise: interview guide. be unhurried and that it should start as soon as CRF is anticipated or diagnosed—either early
study . 11 paediatric pulmonologists during the hospitalization or, ideally, during a period of relative wellness before acute illness

. 2 paediatric intensivists pushes the susceptible child into CRF.

e 2 specialized in both paediatric e HCPs rushing families to make decisions (3/15)

pulmonology and critical care

Children treated in children’s hospital:

Children with Chronic Respiratory Failure

(CRF)
Odeniyi, 10 Health Care Professionals of following Qualitative study using semi-structured Barriers perceived by HCPs
2017 - expertise: interviews. . Both groups of professionals struggles with the timing and mechanics of communicating bad
Qualitative . 2 intensivist attendings news to families, e.g. when to shift to palliative care, and providing support.
study e 1 intensive care fellow e  Oncologist were often uncertain about continuing offering additional treatments when cure

e 4 oncologist attendings was unlikely, and struggled with if they should recommend a shift in goals-of-care.

. 3 oncologist fellows
Hein,; 2020 = 9 bereaved parents of children aged 2 to 2 transdisciplinary workshops: Barriers perceived by HCPs
Qualitative 16 years with following type of conditions: e  First workshop - discussion groups e Professionals were concerned about the possible lack of readiness of parents to engage in
study e 3 metabolic to explore experiences with paediatric advance care planning.

e 2 oncological paediatric advance care planning (6 e  According to professionals, when parents are not ready, they are more likely to reject

e 2 perinatal parents, 14 HCPs). treatment limitations for their child and less likely to participate in paediatric advance care

e 1 cardiological e  Second workshop - dialogue groups planning discussions or to complete advance directives.

e 2 neuromuscular to discuss topics such as,

participation of children and
14 Health Care Professionals of following adolescent_s; paediatric ad_var_lce
- care planning documentation;

expertise: supplementary written materials (5

e 4 paediatricians parents, 14 HCPs).

. 1 emergency physician

. 1 psychologist

. 1 chaplain

. 3 nurses (intensive care, out-patient)

e 2 social workers

. 2 special education teachers
Jack, 2018 = 21 Health Care Professionals of following A qualitative methodological approach Facilitators perceived by HCPs
Qualitative expertise: which drew upon a naturalistic e For children with life-limiting conditions it was recognised that the timing for the conversations
study . 1 hospice nurse interpretative design, with semi- to start needed to be related to the health of the child, and the professional needs to be aware

. 1 obstetrics and gynaecology
consultant
. 1 hospice nurse

structured interviews.

of any deterioration, which emphasises the ongoing need for review.
Some professionals suggested that the ideal time to start ACP conversations should be after
the relationship with the family is formed and allow the family to go at their pace.
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. 1 consultant paediatrician

. 1 midwife

. 1 community midwife

. 1 neonatal nurse

. 1 consultant paediatric oncologist
. 1 complimentary therapist

. 1 hospice nurse

. 1 paediatric palliative care nurse
. 1 bereavement specialist

. 1 senior hospice nurse

. 1 practitioner

. 1 health visitor

. 1 care assistant

. 1 support worker

. 1 consultant neonatologist

. 1 palliative care nurse specialist
. 1 neonatal nurse

. 1 hospice nurse

. Some participant stated that ACP conversations should starts as soon as possible, even at
point of diagnosis. Which could avoid the conversation having to take place at a critical time
for the parents in the situation that when a child suddenly deteriorates.

e Timing was important in starting ACP conversations as soon as possible to allow for a more
flexible approach to the conversation, allowing a staged approach.

e  Another participant suggested the need to look for cues, e.g. when families start to ask
questions that could help to open-up the conversation to approach a discussion around ACP.

Barriers perceived by HCPs

e A participant pointed out that conversation should ideally not take place in crises when
parents are under incredible stress.

Orkin, 2020 14 mothers of 14 children Qualitative content-analysis study Facilitators perceived by parents and HCPs
— Qualitative comprising demographic surveys and . Participants emphasized that ACP should start at time of diagnosis, should occur before a
study 11 Health Care Professionals (8 individual semi-structured interviews. medical crisis, and be an ongoing and dynamic part of the child’s care.

physicians, 2 nurses, 1 social worker) of Barriers perceived by HCPs

following expertise: e Some HCPs mentioned the need to gauge family readiness and follow the family’s lead.

. 2 complex care Others felt that families might never feel ready.

. 3 paediatric medicine

e 2 respiratory medicine

. 1 paediatric haematology and

oncology

. 1 critical care

. 1 neonatal intensive care

. 1 palliative care
Day 2018 — 58 Health Care Professionals specialised In-depth, semi-structured interviews and Facilitators perceived by HCPs
Qualitative in haematology, haematopoietic stem cell participant observations (during psycho- e  HCPs suggested that at the point that treatment begins to fail, families and teenagers are
study transplantation or palliative care, working social meetings, day-care meetings and pulled into the decision-making, and are asked to voice their opinions and preferences.

principally with patients aged 13-25 years.

e 6 consultants

. 19 junior doctors (foundation year,
registrar/resident and specialty
registrar/fellow)

. 9 Clinical Nurse Specialists

. 10 ward nurses

. 14 allied HCP (psychologists,
physiotherapists, dieticians and social
workers)

pre-ward round meeting, and informal
conversations).
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Henderson 36 Health Care Professionals (including Qualitative design using a group Facilitators perceived by HCPs

2017 — medical, nursing, and allied health interview. e  The timing has to be right for the family rather than HCPs.
Qualitative ~ professionals)
study
Zaal- 11 Health Care Professionals of following Retrospective, qualitative study, with Facilitators perceived by HCPs
Schuller expertise: semi-structured interviews. . Many physicians named acute deterioration of a child the most common reason to discuss
2016 — e 6 paediatricians withholding or withdrawing certain treatments.
Qualitative e 1 rehabilitation specialists e 2/11 HCPs named improvement of physical condition as a reason to reassess the
study . 1 paediatric Intensive Care agreements and to sometimes reverse decisions.
specialists Barriers perceived by HCPs
. 3 paediatric Neurologists . Many physicians had an idea about how parents felt about EOL discussions, but found it very

difficult to identify when parents were ‘ready’ to discuss these decisions.

GRADE CERQual assessme

Study design: +4
Methodological -1
limitations:

Coherence: -1
Relevance: 0
Sufficiency of 0
saturation:

Overall

assessment of
confidence in
findings
Conclusion:

nt (for conclusions reported in more than one study)

8 qualitative studies

Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 8/8; Study design and theoretical approach: low in 7/8, unclear in 1/8; Sample
selection: unclear in 5/8, high in 3/8; Data collection: low in 4/8, unclear in 4/8; Data analysis: low in 4/8, unclear in 4/8; Results: low in 7/8, high in 1/8

Some concerns on coherence, some supported starting ACP and EOL discussions as early as possible, others mentioned they wanted to wait until the family felt ready.
No concerns on relevance

No concerns on sufficiency of saturation

DPE O LOW confidence in the evidence

e Although some HCPs supported initiation of ACP discussions as early as possible, ideally at time of diagnosis or when the child is in a period of relative
wellness (3 studies), others gave priority to parent’s readiness before starting ACP or EOL discussions, and mentioned timing should be right for family
rather than HCPs and discussions should go at the parents’ pace (6 studies).

. Heath care professionals suggested that changes in the child’s condition or specific events, such as failing of treatment, could be seen as a prompt for ACP
and EOL discussions (4 studies).

. HCPs stated that a wrong timing of initiating ACP discussions is during a crisis (2 studies).

GRADE CERQual assessme|

Study design: +4
Methodological -1
limitations:

Coherence: 0
Relevance: 0
Sufficiency of -1
saturation:

Overall

assessment of
confidence in
findings
Conclusion:

nt (for conclusions reported in one study only)

1 qualitative study

Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 1/1; Study design and theoretical approach: low in 1/1; Sample selection: high in 1/1;
Data collection: low in 1/1; Data analysis: unclear in 1/1; Results: low in 1/1

No concerns on coherence

No concerns on relevance

Some concerns on sufficiency of saturation. Only 1 study performed.

DPE O LOW confidence in the evidence

HCPs mentioned that readiness could be difficult to assess, and cues could be used, such as parents asking questions that could open-up discussions (1 study).
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4.2.6.3

4.2.6.3.1

Dynamisch proces
Ouderperspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Study Number and type of participants Method Summary of findings
Ongoing process
Hein,; 2020 = 9 bereaved parents of children aged 2 to 16 2 transdisciplinary workshops: Facilitators perceived by parents
Qualitative years with following type of conditions: e First workshop - discussion groups to e Parents found it helpful to have several paediatric advance care planning meetings
study . 3 metabolic explore experiences with paediatric with HCPs that are regularly involved in care of children with life-limiting diseases.
. 2 oncological advance care planning (6 parents, 14 . Parents may not be aware of the necessity of updating documents; thus,
e 2 perinatal HCPs). professionals should take the initiative and guide parents through process iteration.
e 1 cardiological e  Second workshop - dialogue groups to Facilitators perceived by parents and HCPs
e 2 neuromuscular discuss topics such as, participation of e Participants recommended embedding paediatric advance care planning in the
children and adolescents; paediatric continuous care of families.
14 Health Care Professionals of following advance care planning documentation; e Care should start as soon as possible and respond to the emerging needs and
- supplementary written materials (5 . . o .
expertise: parents, 14 HCPs). increasing awareness and acceptance of the situation during the course of the
e 4 paediatricians disease.
. 1 emergency physician
. 1 psychologist
. 1 chaplain
. 3 nurses (intensive care, out-patient)
e 2 social workers
. 2 special education teachers
Lord, 2020 = 13 bereaved parents of 12 children with Qualitative, semi-structured interviews. Facilitators perceived by parents
Qualitative medical complexity: e Many parents felt discussions should continue regularly.
study . 11 genetic or congenital
1 acquired
Lotz, 2017 = 11 parents of 9 deceased children with Qualitative, practice-informing, semi-structured  Facilitators perceived by parents
Qualitative following diagnoses: interview study. e  Parents unanimously wished for a step-by-step process with repeated discussions
study . 3 cancer and sensitive communication respecting their needs and reservations.
. 1 spinal muscular atrophy type |
. 1 cystic fibrosis
. 1 leukodystrophy
. 1 hypo plastic left heart syndrome
. 1 complex malformation syndrome
. 1 unknown syndrome
Orkin, 2020 14 mothers of 14 children Qualitative content-analysis study comprising Facilitators perceived by parents and HCPs
— Qualitative demographic surveys and individual semi- e  Participants emphasized that ACP should be an ongoing and dynamic part of the
study 11 Health Care Professionals (8 physicians,  structured interviews. child’s care.
2 nurses, 1 social worker) of following
expertise:
. 2 complex care
. 3 paediatric medicine
. 2 respiratory medicine
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. 1 paediatric haematology and oncology
. 1 critical care
. 1 neonatal intensive care

. 1 palliative care

GRADE CERQual assessment

Study design:
Methodological limitations:

Coherence:

Relevance:

Sufficiency of saturation:
Overall assessment of
confidence in findings
Conclusion:

+4
1

0
0
0

4 qualitative studies

Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 4/4; Study design and theoretical approach: low in 4/4; Sample selection:
unclear in 1/4, high in 3/4; Data collection: low in 2/4, unclear in 2/4; Data analysis: low in 2/4, unclear in 2/4; Results: low in 4/4

No concerns on coherence

No concerns on relevance

No concerns on sufficiency of saturation

DDDO MODERATE confidence in the evidence

Parents mentioned that ACP and EOL discussions should be an ongoing process and a continuous part of the child’s care (4 studies).

Richtlijn palliatieve zorg voor kinderen - 2022




4.2.6.3.2 Zorgprofessional perspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Study Number and type of participants

Method

Summary of findings

Ongoing process

Hein, 2020 = 9 bereaved parents of children aged 2 to 16

Qualitative years with following type of conditions:
study e 3 metabolic

. 2 oncological

. 2 perinatal

. 1 cardiological

e 2 neuromuscular

14 Health Care Professionals of following
expertise:

4 paediatricians

1 emergency physician

1 psychologist

1 chaplain

3 nurses (intensive care, out-patient)
2 social workers

. 2 special education teachers

2 transdisciplinary workshops:

First workshop - discussion groups to
explore experiences with paediatric
advance care planning (6 parents, 14
HCPs).

Second workshop - dialogue groups to
discuss topics such as, participation of
children and adolescents; paediatric
advance care planning documentation;
supplementary written materials (5
parents, 14 HCPs).

Facilitators perceived by parents and HCPs

. Participants recommended embedding paediatric advance care planning in the
continuous care of families.

. Care should start as soon as possible and respond to the emerging needs and
increasing awareness and acceptance of the situation during the course of the
disease.

Jack, 2018 = 21 Health Care Professionals of following
Qualitative expertise:
study . 1 hospice nurse
. 1 obstetrics and gynaecology consultant
. 1 hospice nurse
. 1 consultant paediatrician
. 1 midwife
. 1 community midwife
. 1 neonatal nurse
. 1 consultant paediatric oncologist
. 1 complimentary therapist
. 1 hospice nurse
. 1 paediatric palliative care nurse
. 1 bereavement specialist
. 1 senior hospice nurse
. 1 practitioner
. 1 health visitor
. 1 care assistant
. 1 support worker
. 1 consultant neonatologist
. 1 palliative care nurse specialist
. 1 neonatal nurse

A qualitative methodological approach which
drew upon a naturalistic interpretative design,
with semi-structured interviews.

Facilitators perceived by HCPs

e  The need to slowly have the conversations and building up overtime allowed the
news to be absorbed.

e  Timing was important in starting ACP conversations as soon as possible to allow for
a more flexible approach to the conversation, allowing a staged approach.
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. 1 hospice nurse

Henderson 2017 36 Health Care Professionals (including Qualitative design using a group interview. Facilitators perceived by HCPs

— Qualitative medical, nursing, and allied health e |t takes more than one discussion

study professionals)

GRADE CERQual assessment

Study design: +4 3 qualitative studies

Methodological limitations: -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 3/3; Study design and theoretical approach: low in 2/3, unclear in 1/3;
Sample selection: unclear in 2/3, high in 1/3; Data collection: low in 1/3, unclear in 2/3; Data analysis: unclear in 3/3; Results: low in 2/3, high in 1/3

Coherence: 0 No concerns on coherence

Relevance: 0 No concerns on relevance

Sufficiency of saturation: 0 No concerns on sufficiency of saturation

Overall assessment of
confidence in findings
Conclusion:

DDDO MODERATE confidence in the evidence

HCPs mentioned that ACP and EOL discussions should be an ongoing process and a continuous part of the child’s care (3 studies).
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4.2.6.4 Voldoende tijd voor besluitvorming
4.2.6.4.1 Ouderperspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making

received palliative care
Children had following type of conditions:

o 10 neurologic

Study Number and type of participants Method Summary of findings

Sufficient time for decision-making

Beecham, 18 parents Open-ended, semi-structured interviews. Facilitators perceived by parents

2017 - e 9 parents whose child was currently e Parents suggested the need for clinicians to give parents sufficient time to make
Qualitative receiving palliative care decisions, allowing them time to adjust to their child’s diagnosis and prognosis.
study e 9 bereaved parents whose child had

o 2 metabolic

o 2 oncologic

o 1 gastroenterological

o 1 immunologic

o 1 respiratory

o 1 chromosomal abnormality
Edwards, 44 parents of 43 children:
2020 — . 18 contemporaneous invasive long-
Qualitative term ventilation decision-makers
study . 10 contemporaneous non-invasive

long-term ventilation decision-makers
e 8 former invasive long-term ventilation
decision-makers
e 8 former non-invasive long-term
ventilation decision-makers
1 young woman using invasive long-term
ventilation
1 adolescent girl being initiated on non-
invasive long-term ventilation

Semi-structured interviews using an open-
ended interview guide. Interviews were
conducted in person or over the phone

Facilitators perceived by parents

Following provider practices/qualities regarding communication were considered helpful
by contemporaneous decision makers (n=28)

e  Allowing time for processing information and asking questions. 9/28

. Share information before decisions or crises. 4/28

GRADE CERQual assessment

Study design: +4 2 qualitative studies

Methodological limitations: -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 2/2; Study design and theoretical approach: low in 2/2; Sample selection:
unclear in 1/2, high in 1/2; Data collection: low in 2/2; Data analysis: low in 1/2, unclear in 1/2; Results: low in 2/2

Coherence: 0 No concerns on coherence

Relevance: 0 No concerns on relevance

Sufficiency of saturation: 0 No concerns on sufficiency of saturation

Overall assessment of DPPDO MODERATE confidence in the evidence

confidence in findings

Conclusion: Parents mentioned the need to have sufficient time between receiving information and making decisions, to process information and ask questions (2
studies).
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4.2.7 Voorbereiding
4.2.7.1.1 Zorgprofessional perspectief
Facilitating and impeding factors of Advance Care Planning and shared decision-making

Study Number and type of participants Method Summary of findings
Preparation
Jack, 2018 — 21 Health Care Professionals of following A qualitative methodological approach which drew Facilitators perceived by HCPs
Qualitative study expertise: upon a naturalistic interpretative design, with semi- e  Participants mentioned the need for parallel planning to ensure the best
. 1 hospice nurse structured interviews. plan for the future care of children, so different plans were ready for
. 1 obstetrics and gynaecology consultant potential outcomes.
. 1 hospice nurse
. 1 consultant paediatrician
. 1 midwife
. 1 community midwife
. 1 neonatal nurse
. 1 consultant paediatric oncologist
. 1 complimentary therapist
. 1 hospice nurse
. 1 paediatric palliative care nurse
. 1 bereavement specialist
. 1 senior hospice nurse
. 1 practitioner
. 1 health visitor
. 1 care assistant
. 1 support worker
. 1 consultant neonatologist
. 1 palliative care nurse specialist
. 1 neonatal nurse
. 1 hospice nurse
Henderson 2017 36 Health Care Professionals (including medical, Qualitative design using a group interview. Facilitators perceived by HCP
— Qualitative nursing, and allied health professionals) e  Team prebriefing
study o  Prepare behind the scenes.
o Build strong foundations for the EOL discussion.
o  Work out who is the most appropriate person (to lead the
discussion).
e We have our agenda of what we need to achieve.
GRADE CERQual assessment
Study design: +4 2 qualitative studies
Methodological -2 Serious methodological limitations. Aim and appropriateness of qualitative evidence: low in 2/2; Study design and theoretical approach: low in 1/2, unclear in 1/2; Sample
limitations: selection: unclear in 1/2, high in 1/2; Data collection: low in 1/2, unclear in 1/2; Data analysis: unclear in 2/2; Results: low in 1/2, high in 1/2
Coherence: 0 No concerns on coherence
Relevance: 0 No concerns on relevance
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Sufficiency of
saturation:

Overall
assessment of
confidence in
findings
Conclusion:

No concerns on sufficiency of saturation

DDOO6 LOW confidence in the evidence

HCPs mentioned preparation and planning of ACP and EOL discussions as helpful (2 studies), such as having an agenda, assigning an appropriate person to
lead the discussion, and parallel planning to prepare different plans for potential outcomes (1 study).
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4.2.8 Documentatie

4.2.8.1.1

Study

Ouderperspectief

Number and type of participants

Method

Facilitating and impeding factors of Advance Care Planning and shared decision-making
Summary of findings

Documentation
Hein, 2020 — 9 bereaved parents of children aged 2 to 16 2 transdisciplinary workshops: Facilitators perceived by professionals and parents
Qualitative years with following type of conditions: e  First workshop - discussion groups to e All participants agreed that all parties involved should sign the documents.
study . 3 metabolic explore experiences with paediatric . All participants recommended keeping minutes of all discussions to ensure
e 2 oncological advance care planning (6 parents, 14 continuity of the process.
e 2 perinatal HCPs). e Participants did not approve for supplementary written materials to be handed
e 1 cardiological »  Second workshop - dialogue groups to out without a personal conversation.
e 2 neuromuscular discuss topics such as, participation of
children and adolescents; paediatric
14 Health Care Professionals of following advance care F"af?”'“g docur_nentatlon;
- supplementary written materials (5
expertise: parents, 14 HCPs).
e 4 paediatricians
. 1 emergency physician
. 1 psychologist
. 1 chaplain
e 3 nurses (intensive care, out-patient)
e 2 social workers
e 2 special education teachers
Lotz, 2017 - 11 parents of 9 deceased children with following  Qualitative, practice-informing, semi-structured  Facilitators perceived by parents
Qualitative diagnoses: interview study. e  Parents ascribed little importance to documenting decisions in a written plan and
study . 3 cancer preferred oral agreements with the care professionals.

1 spinal muscular atrophy type |

1 cystic fibrosis

1 leukodystrophy

1 hypo plastic left heart syndrome
1 complex malformation syndrome
1 unknown syndrome

GRADE CERQual assessment (for conclusions reported in more than one study)

Study design:
Methodological
limitations:
Coherence:
Relevance:

Sufficiency of
saturation:

Overall assessment of

+4 2 qualitative studies

-1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 2/2; Study design and theoretical approach: low in 2/2; Sample selection:
unclear in 1/2, high in 1/2; Data collection: unclear in 2/2; Data analysis: unclear in 2/2; Results: low in 2/2

0 No concerns on coherence

0 No concerns on relevance

0 No concerns on sufficiency of saturation

confidence in findings

Conclusion:

Parents preferred a personal conservation when handing out supplementary written materials (2 studies).

DDPDPOS MODERATE confidence in the evidence
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GRADE CERQual assessment (for conclusions reported in only one study)

Study design: +4 1 qualitative study

Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 1/1; Study design and theoretical approach: low in 1/1; Sample selection:

limitations: unclear in 1/1; Data collection: unclear in 1/1; Data analysis: unclear in 1/1; Results: low in 1/1

Coherence: 0 No concerns on coherence

Relevance: 0 No concerns on relevance

Sufficiency of -1 Some concerns on sufficiency of saturation. Only 1 study performed.

saturation:

Overall assessment of DB 6 LOW confidence in the evidence

confidence in findings

Conclusion: Parents agreed that all parties should sign the documents and prefer to keep minutes of all discussion to ensure continuity of the advance care planning (1
study).
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4.2.8.1.2 Zorgprofessional perspectief

Study

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Number and type of participants

Method

Summary of findings

Documentation

1 cardiological
2 neuromuscular

14 Health Care Professionals of following

Second workshop - dialogue groups to
discuss topics such as, participation of
children and adolescents; paediatric
advance care planning documentation;
supplementary written materials (5

Hein, 2020 — 9 bereaved parents of children aged 2 to 16 2 transdisciplinary workshops: Barriers Identified by HCPs
Qualitative years with following type of conditions: First workshop - discussion groups to . Professionals worried about the unclear legal status of advance care planning
study . 3 metabolic explore experiences with paediatric documents for children.

2 oncological advance care planning (6 parents, 14 Barriers identified by HCPs and parents

2 perinatal HCPs). e Participants did not approve for supplementary written materials to be handed out

without a personal conversation.

Facilitators perceived by HCPs
. Stakeholders wanted to receive and be informed about the documents in a personal

expertise: rents. 14 HCP conversation, in order to ask questions, to discuss emergency procedures and to

e 4 paediatricians parents, S)- agdr:ess in advance potential conflicts between institutional policies and the family’s
. 1 emergency physician wishes.

o 1 psycr?obg?lstp Y e  Professionals recommended the use of brief recommendations for emergencies,

. 1 chaplain supplemented by larger advance directives containing a characterisation of the

. 3 nurses (intensive care, out-patient) child, the diagnosis and the course of the disease.

e 2 social workers . Cc_)nt_act information should be easily retrievable and organised in accordance to

. 2 special education teachers priority.

Facilitators perceived by HCPs and parents

. All participants agreed that all parties involved should sign the documents.

e All participants recommended keeping minutes of all discussions to ensure
continuity of the process.

GRADE CERQual assessment

Study design: +4 1 qualitative study

Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 1/1; Study design and theoretical approach: low in 1/1; Sample selection: unclear
limitations: in 1/1; Data collection: unclear in 1/1; Data analysis: unclear in 1/1; Results: low in 1/1

Coherence: 0 No concerns on coherence

Relevance: 0 No concerns on relevance

Sufficiency of -1 Some concerns on sufficiency of saturation. Only 1 study performed.

saturation:

Overall BPO 6 LOW confidence in the evidence

assessment of
confidence in
findings
Conclusion: . HCPs preferred a personal conservation when handing out supplementary written materials (1 study).
. HCPs agreed that all parties should sign the documents and prefer to keep minutes of all discussion to ensure continuity of the advance care planning (1
study).
. HCPs want to receive and be informed about advance care planning documents in a personal conversation, and recommend using brief recommendations
for emergencies, supplemented by larger advance directives with easily retrievable and organised contact information (1 study).
. HCPs worried about the unclear legal status of advance care planning documents for children (1 study).
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4.2.9 Setting

4.2.9.1 Included subthemes
Location
Attendees

4.2.9.2 Locatie
4.2.9.21 Ouderperspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Study Number and type of participants Method Summary of findings
Location
Lord, 2020 — 13 bereaved parents of 12 children with Qualitative, semi-structured interviews. Facilitators perceived by parents
Qualitative medical complexity: e A comfortable setting, e.g. a quiet room with adequate seating.
study . 11 genetic or congenital
. 1 acquired
Orkin, 2020 — 14 mothers of 14 children Qualitative content-analysis study comprising Facilitators perceived by parents and HCPs
Qualitative 11 Health Care Professionals (8 physicians, demographic surveys and individual semi- . Ensuring a comfortable and appropriate location and budget enough time.
study 2 nurses, 1 social worker) of following structured interviews.
expertise:

e 2 complex care

. 3 paediatric medicine

e 2 respiratory medicine

. 1 paediatric haematology and oncology
. 1 critical care

. 1 neonatal intensive care

. 1 palliative care

Sisk 2020 — 77 parents and 1 grandparent of 78 children A qualitative study using semistructured Facilitators perceived by parents
Qualitative with following diagnoses: telephone interviews using an interview guide. . Parents highlighted the importance of meeting their unique information needs,
study . 35 leukaemia or lymphoma especially related to the setting of the conversation.

. 30 solid tumor
. 13 brain tumor
GRADE CERQual assessment

Study design: +4 3 qualitative studies

Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 3/3; Study design and theoretical approach: low in 3/3; Sample selection: low in
limitations: 1/3, high in 2/3; Data collection: low in 1/1; Data analysis: low in 3/3; Results: low in 3/3

Coherence: 0 No concerns on coherence

Relevance: 0 No concerns on relevance

Sufficiency of 0 No concerns on sufficiency of saturation

saturation:
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Overall SBDO MODERATE confidence in the evidence

assessment of

confidence in

findings

Conclusion: Parents mentioned the importance of a comfortable and appropriate setting including a quiet room with adequate seating and having enough time for the
discussion (3 studies).

Richtlijn palliatieve zorg voor kinderen - 2022



4.29.2.2 Zorgprofessional perspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Study Number and type of participants Method Summary of findings
Locatie
Jack, 2018 — 21 Health Care Professionals of following A qualitative methodological approach which Facilitators perceived by HCPs
Qualitative expertise: drew upon a naturalistic interpretative design, e  Good practice was to consider the environment in which the conversation was to
study e 1 hospice nurse with semi-structured interviews. take place.
. 1 obstetrics and gynaecology e A professional mentioned that some families prefer to have the conversations in a
consultant quieter environment, away from the child in hospital, or another location such as
. 1 hospice nurse home.

. 1 consultant paediatrician

. 1 midwife

. 1 community midwife

. 1 neonatal nurse

. 1 consultant paediatric oncologist
. 1 complimentary therapist

. 1 hospice nurse

. 1 paediatric palliative care nurse
. 1 bereavement specialist

. 1 senior hospice nurse

. 1 practitioner

. 1 health visitor

. 1 care assistant

. 1 support worker

. 1 consultant neonatologist

. 1 palliative care nurse specialist
. 1 neonatal nurse

. 1 hospice nurse

Orkin, 2020 — 14 mothers of 14 children Qualitative content-analysis study comprising Facilitators perceived by parents and HCPs
Qualitative demographic surveys and individual semi- e  Ensuring a comfortable and appropriate location and budget enough time.
study 11 Health Care Professionals (8 physicians,  structured interviews.

2 nurses, 1 social worker) of following

expertise:

e 2 complex care

. 3 paediatric medicine

e 2 respiratory medicine

. 1 paediatric haematology and oncology
. 1 critical care

. 1 neonatal intensive care

. 1 palliative care

Henderson 36 Health Care Professionals (including Qualitative design using a group interview. Facilitators perceived by HCPs
2017 — medical, nursing, and allied health . Find space to do EOL discussions, nothing is worse than having to do discussions
professionals) in a busy ward area
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Qualitative

. Leave practitioner distractors such as mobile phones and pagers with someone

study else.

GRADE CERQual assessment

Study design: +4 3 qualitative studies

Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 3/3; Study design and theoretical approach: low in 2/3, unclear in 1/3; Sample
limitations: selection: unclear in 1/3, high in 2/3; Data collection: low in 2/3, unclear in 1/3; Data analysis: low in 1/3, unclear in 2/3; Results: low in 2/3, high in 1/3

Coherence: 0 No concerns on coherence

Relevance: 0 No concerns on relevance

Sufficiency of 0 No concerns on sufficiency of saturation

saturation:

Overall D PO MODERATE confidence in the evidence

assessment of
confidence in
findings
Conclusion:

HcPs mentioned the importance of a comfortable and appropriate setting including a quiet room with adequate seating, without distractors such as mobile
phones and pagers, possibly away from the hospital or at home, and having enough time for the discussion (3 studies).
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4.2.9.3 Aanwezigen

4.2.9.31

Ouderperspectief

Study

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Number and type of participants Method

Summary of findings

Attendees during ACP meeting

. 2 complex care

. 3 paediatric medicine

. 2 respiratory medicine

. 1 paediatric haematology and oncology
. 1 critical care

. 1 neonatal intensive care

. 1 palliative care

Lord, 2020 — 13 bereaved parents of 12 children with Qualitative, semi-structured interviews. Facilitators perceived by parents
Qualitative medical complexity: e  Having appropriate people present, e.g. HCPs who know the patient and family well
study . 11 genetic or congenital and key family caregiver (ensuring both parents are present).
. 1 acquired
Lotz, 2017 - 11 parents of 9 deceased children with Qualitative, practice-informing, semi-  Facilitators perceived by parents
Qualitative following diagnoses: structured interview study. e  Parents mentioned bringing in an additional, uninvolved “listener” (e.g. a friend),
study . 3 cancer involving nurses for support and exchange with other parents in similar situations as
. 1 spinal muscular atrophy type | helpful.
. 1 cystic fibrosis
. 1 leukodystrophy
. 1 hypo plastic left heart syndrome
. 1 complex malformation syndrome
. 1 unknown syndrome
Orkin, 2020 — 14 mothers of 14 children Qualitative content-analysis study Facilitators perceived by parents and HCPs
Qualitative comprising demographic surveys . Provide the opportunity for all key team and family members to be present, and
study 11 Health Care Professionals (8 physicians, and individual semi-structured ensure that the family feels supported.
2 nurses, 1 social worker) of following interviews.
expertise:

Study design:
Methodological
limitations:
Coherence:
Relevance:
Sufficiency of
saturation:
Overall
assessment of
confidence in
findings

GRADE CERQual assessment

+4 3 qualitative studies

-1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 3/3; Study design and theoretical approach: low in 3/3; Sample selection: high in
3/3; Data collection: low in 2/3, unclear in 1/3; Data analysis: low in 2/3, unclear in 1/3; Results: low in 3/3

0 No concerns on coherence

0 No concerns on relevance

0 No concerns on sufficiency of saturation

DDPOS MODERATE confidence in the evidence

Richtlijn palliatieve zorg voor kinderen - 2022




Conclusion: All key family members and HCPs should be given the opportunity to be present during ACP discussions. Additionally, family support should be ensured by
inviting an uninvolved “listener” like a friend or nurse (3 studies).
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4.29.3.2 Zorgprofessional perspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Study Number and type of participants Method Summary of findings

Attendees

Orkin, 2020 — 14 mothers of 14 children Qualitative content-analysis study comprising Facilitators perceived by parents and HCPs

Qualitative demographic surveys and individual semi- e  Provide the opportunity for all key team and family members to be present, and
study 11 Health Care Professionals (8 physicians, structured interviews. ensure that the family feels supported.

expertise:

2 nurses, 1 social worker) of following

. 2 complex care

. 3 paediatric medicine

e 2 respiratory medicine

. 1 paediatric haematology and oncology
. 1 critical care

. 1 neonatal intensive care

. 1 palliative care

GRADE CERQual assessment

Study design: +4
Methodological -1
limitations:

Coherence: 0
Relevance: 0
Sufficiency of -1
saturation:

Overall

assessment of
confidence in
findings
Conclusion:

1 qualitative study

Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 1/1; Study design and theoretical approach: low in 1/1; Sample selection: high in
1/1; Data collection: low in 1/1; Data analysis: low in 1/1; Results: low in 1/1

No concerns on coherence

No concerns on relevance

Some concerns on sufficiency of saturation. Only 1 study performed.

DPDOO6 LOW confidence in the evidence

All key HCPs and family members should be given the opportunity to be present, and family support should be ensured (1 study).
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4.2.10 Ondersteuning

Study

4.2.10.1.1 Ouderperspectief

Number and type of participants

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Method

Summary of findings

Support

Edwards, 2020
— Qualitative
study

44 parents of 43 children:

. 18 contemporaneous invasive long-
term ventilation decision-makers

. 10 contemporaneous non-invasive

long-term ventilation decision-makers

. 8 former invasive long-term
ventilation decision-makers

. 8 former non-invasive long-term
ventilation decision-makers

1 young woman using invasive long-term

ventilation

1 adolescent girl being initiated on non-

invasive long-term ventilation

Semi-structured interviews using an open-
ended interview guide. Interviews were
conducted in person or over the phone

Facilitators perceived by parents
Parents had various approaches to manage stress in decision-making
. Several parents drew emotional support from other family members

Lotz, 2017 —
Qualitative study

11 parents of 9 deceased children with

following diagnoses:

e 3 cancer

. 1 spinal muscular atrophy type |

. 1 cystic fibrosis

. 1 leukodystrophy

. 1 hypo plastic left heart syndrome

. 1 complex malformation syndrome
. 1 unknown syndrome

Qualitative, practice-informing, semi-structured
interview study.

Facilitators perceived by parents
e  Parents mentioned exchange with other parents in similar situations as helpful.

Murrell 2018 —
Qualitative study

19 families, including 29 parents and 22
children with Type 1 SMA:

. 11 children living

. 11 deceased children

Qualitative descriptive design with individual or
small group interviews guided by a semi-
structured questionnaire.

Facilitators perceived by parents

. 18/19 families talked about the value of being connected to another family with a
child with Type 1 SMA, so they could share stories and ask questions. Interactions
ranged from acquiring simple information to making life-altering treatment decisions.

Zaal-Schuller
2016 —
Qualitative study

17 parents of 14 children with following
diagnoses:

. 3 post-resuscitation

e 5 genetic condition

. 1 neurologic condition

. 2 metabolic condition

e 3 unknown

Retrospective, qualitative study, with semi-
structured interviews.

Facilitators perceived by parents

. Many parents indicated that conversations with other parents who had been through
the same would have been informative and supportive, because they would
understand their feelings and complexity of their considerations.

Study design:

Methodological
limitations:
Coherence:

GRADE CERQual assessment

+4 4 qualitative studies

-1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 4/4; Study design and theoretical approach: low in 4/4; Sample selection: low in
1/4, unclear in 2/4, high in 1/4; Data collection: low in 3/4, unclear in 1/4; Data analysis: low in 2/4, unclear in 2/4; Results: low in 4/4

0 No concerns on coherence
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Relevance:
Sufficiency of
saturation:
Overall
assessment of
confidence in
findings
Conclusion:

No concerns on relevance
No concerns on sufficiency of saturation

DPPO MODERATE confidence in the evidence

Parents mentioned being connected to family-members and other parents in similar situations as valuable for making-decisions (4 studies).
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4.2.11 Onderwijs

Study

4.2.11.1 Ouderperspectief

Number and type of participants

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Method

Summary of findings

Education

Fahner, 2021 —
Qualitative study

20 parents of 17 children with life-limiting
conditions (10 bereaved parents of 6
children who died) with following diagnoses:
7 chromosomal anomaly

4 congenital heart disease

2 CNS tumour

1 cystic Fibrosis

1 neuromuscular disease

1 epilepsy syndrome

1 perinatal asphyxia

Qualitative interviews; focus group interviews
and individual interviews.

Facilitators perceived by parents
. Education for HCPs is required about the holistic nature of ACP.

Hein, 2020 -
Qualitative study

9 bereaved parents of children aged 2 to 16
years with following type of conditions:

. 3 metabolic

2 oncological

2 perinatal

1 cardiological

2 neuromuscular

2 transdisciplinary workshops:

. First workshop - discussion groups to
explore experiences with paediatric
advance care planning (6 parents, 14
HCPs).

e  Second workshop - dialogue groups to
discuss topics such as, participation of
children and adolescents; paediatric
advance care planning documentation;
supplementary written materials (5
parents, 14 HCPs).

Barriers perceived by parents
. Parents disapproved lack of experience or knowledge on the part of
professionals.

Lotz, 2017 —
Qualitative study

11 parents of 9 deceased children with

following diagnoses:

e  3cancer

. 1 spinal muscular atrophy type |

. 1 cystic fibrosis

. 1 leukodystrophy

. 1 hypo plastic left heart syndrome

. 1 complex malformation syndrome
. 1 unknown syndrome

Qualitative, practice-informing, semi-structured

interview study.

Facilitators perceived by parents
e  Communication trainings for physicians to improve their communication skills.

Orkin, 2020 —
Qualitative study

14 mothers of 14 children

11 Health Care Professionals (8 physicians,
2 nurses, 1 social worker) of following
expertise:

. 2 complex care

. 3 paediatric medicine

. 2 respiratory medicine

. 1 paediatric haematology and oncology

Qualitative content-analysis study comprising
demographic surveys and individual semi-
structured interviews.

Barriers perceived by parents and HCPs
. Some HCPs and parents stated that specific training and capacity building would
be beneficial for HCPs.
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. 1 critical care
. 1 neonatal intensive care
. 1 palliative care

GRADE CERQual assessment (for conclusions reported in more than one study)

Study design: +4 3 qualitative studies

Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 3/3; Study design and theoretical approach: low in 3/3; Sample selection: high
limitations: in 3/3; Data collection: low in 1/3, unclear in 2/3; Data analysis: low in 1/3, unclear in 2/3; Results: low in 3/3

Coherence: 0 No concerns on coherence

Relevance: 0 No concerns on relevance

Sufficiency of 0 No concerns on sufficiency of saturation

saturation:

Overall assessment DDDOS MODERATE confidence in the evidence

of confidence in

findings

Conclusion: Parents felt that communication trainings, capacity building and education about ACP would be beneficial for HCPs (3 studies).
GRADE CERQual assessment (for conclusions reported in only one study)

Study design: +4 1 qualitative study

Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 1/1; Study design and theoretical approach: low in 1/1; Sample selection:
limitations: unclear in 1/1; Data collection: unclear in 1/1; Data analysis: unclear in 1/1; Results: low in 1/1

Coherence: 0 No concerns on coherence

Relevance: 0 No concerns on relevance

Sufficiency of -1 Some concerns on sufficiency of saturation due to small sample size (N=9). Only 1 study performed.

saturation:

Overall assessment BPOO6 LOW confidence in the evidence

of confidence in

findings

Conclusion: Parents disapproved lack of experience or knowledge of HCPs (1 study).
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4.2.11.2 Zorgprofessional perspectief

Facilitating and impeding factors of Advance Care Planning and shared decision-making

Study Number and type of participants Method Summary of findings
Education
Odeniyi, 2017 10 Health Care Professionals of following Qualitative study using semi-structured Barriers perceived by HCPs
— Qualitative expertise: interviews. e  All professionals reported lack of formal training in communication.
study . 2 intensivist attendings
. 1 intensive care fellow
e 4 oncologist attendings
. 3 oncologist fellows
Orkin, 2020 — 11 Health Care Professionals (8 physicians, Qualitative content-analysis study comprising Barriers perceived by HCPs
Qualitative 2 nurses, 1 social worker) of following demographic surveys and individual semi- . Many caregivers had never heard of the term ACP.
study expertise: structured interviews. e HCP held varied perspective regarding ACP’s definition; some felt it was geared
. 2 complex care towards end-of-life specifically. Others had a more general definition, like
. 3 paediatric medicine understanding the family and their goals.
e 2 respiratory medicine e  Some HCPs and parents stated that specific training and capacity building would be
. 1 paediatric haematology and oncology beneficial for HCPs.
. 1 critical care Facilitators perceived by HCPs
. 1 neonatal intensive care e Al HCPs agreed that expertise can enhance ACP conversations.
. 1 palliative care
Cicero-Oneto . 13 paediatric oncologists Qualitative study with individual, face-to-face, Barriers percieved by HCPs
2017 — semi-structured, and in-depth interviews. e Oncologists mentioned their own lack of training in psychology and/or palliative
Qualitative care.
study
GRADE CERQual assessment
Study design: +4 3 qualitative studies
Methodological -1 Some methodological limitations. Aim and appropriateness of qualitative evidence: low in 3/3; Study design and theoretical approach: low in 3/3; Sample selection: unclear
limitations: in 1/3, high in 2/3; Data collection: low in 2/3, unclear in 1/3; Data analysis: low in 3/3; Results: low in 3/3
Coherence: 0 No concerns on coherence
Relevance: 0 No concerns on relevance
Sufficiency of 0 No concerns on sufficiency of saturation.
saturation:
Overall DDDOS MODERATE confidence in the evidence
assessment of
confidence in
findings
Conclusion: HCPs mentioned a lack in communication, psychology, palliative care and ACP training. They felt trainings and capacity building would be beneficial, and
agreed that expertise can enhance ACP and EOL discussions (3 studies).
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4.2.12 Samenvatting belemmerende en bevorderende factoren van ACP en gezamenlijke besluitvorming - ouderperspectief

perceived by parents

Barriers and facilitators of Advance Care Planning and Shared Decision making —

Personal conversation when

Keeping minutes of all

discussions to ensure
handling out written materials continuity of care
HCPs not initiating ACP and All parties sign
EOL discussions s - After bad news » Sufficient time between receiving docli:menif, g
- Shortly after acrisis information and making decisions
= = = - When the child is in an
Difficult to defi.ne th? right tlrr\ling for “unstable’ condition \
ACP and EOL discussions N AN = —
N Ongoing process and continuous
Regularly repeat offering \\ AN part of the child’s care
ACP and EOL discussions ~ . \\ \\ N
- \ \ . :
Parents feel no pressure to ~ ™ Sul'li_cl_enl t""'e_ for
participate in ACP or EOL decision-making
discussions

HCPs not understanding
family's beliefs

Belief in miracles could hinder
accepting poor prognosis

Faith and beliefingod |
could be empowering I ™

Differences in cultural background
could cause disagreement \

Attention for
different cultures

HCPs should be culturally
sensitive in delivering information

Preferences for support of
hope by HCPs varied

I Maintaining hope by HCPs

HCPs understand family's
individual values, believes,

hopes, goals and fears

HCPS acknowledge the
impact on daily life of child
and family

Relationships are fragile
and easily compromised

Long-lasting, trusted
relationship with HCPs

HCPs are conscious of
families’ sensitivity and
familiarity with the child

HCPs are flexible in
care plans based on

initiation DOCUMENTATION

Attention for
faith and religion

Location

SETTING

ADVANCE CARE PLANNING &

SHARED DECISION-MAKING INFORMATION

HOLISTIC APPROACH
TO CARE

INTERPERSONAL RELATIONS

Attention for the AND COMMUNICATION
families’ situation

PROVISION

Comfortable and [ Facilitators
appropriate setting

[ Barriers

Key family members and

HCPs should have the  I— | Facilitators/Barriers
opportunity to be present

Connection to family-members and
|_other parents in similar situations

! Communication training,
/"l capacity building and
education about ACP for HCPs

Lack of experience and

SUPPORT knowledge of HCPs
Knowing what to expect and
complete and unbiased information
EDUCATION

Timely and regularly explained consistent,
accurate and understandable information

Information provision on

treatment and prognosis

Written materials about ACP I

Uncertainty about
diagnosis and

Uncertainties need to be
prognosis considered when developing plans

INVOLVEMENT Involvement of Uncertainty canbe |
parents frustrating and confusing
N . [ Feeling respected, accepted,
| supported and acknowledged
Invelvement of children_ as expert of their child

Personal preferences for

Communication

involvement

Different perspectives
' regarding involvement of
| parents:
. 1 - Collaborative with HCPs
- Final decision-maker
N\ - Notinvolved

Frequent /
changes in HCPs

E language

Open, honest and clear lay

Interpreters for non-
native speakers

families” wishes Parents f.e?\ r.Jar.t of
the multidisciplinary
team
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Good experiences with
care and clear short-term
disease related goals

- Mot having a real choice

Child’s perspective should
be taken into account

Mot feeling ready

Mot wanting their child to suffer
Not able to foresee consequences

Wanting to keep options open

Open and reassuring
nonverbal cues

Different perspectives regarding
involvement of children and young
people:

- Should be involved

- Depending on age

- Talk themselves with their children
Treat child as normally as possible




4.2.13 Samenvatting belemmerende en bevorderende factoren van ACP en gezamenlijke besluitvorming —kindrperspectief

perceived by children

Barriers and facilitators of Advance Care Planning and Shared Decision making —

Involvement of children

INVOLVEMENT

Invalvement could be either
satisfying and comforting or
overwhelming and upsetting
for children

Different perspectives regarding
involvement of children:
Only in small decisions
Not involved when too ill or in pain
Parents or HCPs making decisions
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ADVANCE CARE PLANNING &
SHARED DECISION-MAKING

INFORMATION
provision

[ sarriers
: Facilitators/Barriers

- information providers
T
| Preferences vary
and tend to change

Information provision on
treatment and prognosis




4.2.14 Samenvatting belemmerende en bevorderende factoren van ACP en gezamenlijke besluitvorming —zorq professional rperspectief

Barriers and facilitators of Advance Care Planning and Shared Decision making —

perceived by HCPs

Preparing and planning
of discussions

part of the child’s care

Ongoing process and continuous

ACP and EOL discussions
during a crisis

Some support early initiation,
others gave priority to

parental readiness

Changes in the child’s condition
or specific events could be seen
as prompt for discussions

Minutes of all discussions should be
kept to ensure continuity of care

Using brief recommendations
and easily retrievable and

Parallel planning
of different plans

All parties should
sign documents

organized contact information

Unclear legal status of ACP

documents for children

Personal conversation when
handling out written materials

Timing and initiation

Attention for
faith and religion

Hope, faith, religion and theological
fatalism may allow parents to

disregard medical evidence

Parents’ fear of being discriminated
because of socioeconomic status

Differences in ethnic, religious
and linguistic background

Acknowledge family’s and
children’s values, beliefs,
needs and expectations

Disagreements and difficulty to
reach agreement with families
when opinions differed

Acknowledging mistakes
and learning from them

Long-lasting relationship

HOLISTIC APPROACH
TO CARE

Attention for
different cultures

Attendees during.
ACP meetings

DOCUMENTATION

SETTING

ADVANCE CARE PLANNING &
SHARED DECISION-MAKING

INFORMATION

INVOLVEMENT

INTERPERSONAL RELATIONS

Attention for the
fa ’situation_

relations

Open communication
without mentioning

every outcome

Staff behaviour and
communication style

AND COMMUNICATION

Personal preferences for
involvement

EDUCATION ON
PALLIATIVE CARE

: Facilitators
[ Barriers
—3 Facilitators/Barriers

Comfortable and
appropriate setting

Key HCPs and family
members should have the
ortunity to be present

[s]

Training, capacity
building and expertise

Lack of communication,
palliative care and ACP
training

Transparent candid and
consistent information

Parents and teenagers themselves
determine the information they
want and need

Information on
treatment and prognosis

Parents have difficulty to
understand medical information

Misinformation and influence
from outside sources

Different perspectives regarding
involvement of parents:

- Final decision-maker

- More collaborative

— - Reluctant to engage parents

N Different perspectives regarding involvement
of children:
N - All children should be involved
- Involvement of children depends on age
- Not always possible, feasible or desirable

] HCPs thought they should assign
. responsibility to teenagers to signal
_desired degree of involvement

Parents who do
not feel ready

Communicatinon with
children can be challenging

I Emotional tie to patients r
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Respecting family’s
communication

references and styles

Clear, lay

oor kinderen

LCompassion
B ggﬁpport

language

Parents who experience stress or
fear for making decisions

HCPs experience discomfort and distress
with addressing sensitive themes

Different perspectives regarding involvement

of HCPs:

- Providing information

- Orienting towards what they considered
beneficial

- Final decision-maker




5 Conclusies van evidence
5.1 Effectiviteit van ACP interventies

Effectivity of advance care planning interventions

Intervention

Conclusions of evidence

Quality of evidence

Family-centred Advance
Care planning

vs. control or usual
care

1 completion of a legal statement of treatment preferences among adolescents with
HIV-infection or cancer and their adult surrogates after intervention.

DSOS VERY LOW (2 RCTs)

Family-centred Advance
Care planning

vs. control

1 congruence in treatment preferences post-session-2 among adolescents with HIV-
infection and their adult surrogates in the situations long hospitalization, functional
impairment, and mental impairment after intervention. Unclear if effect was significant.

1 congruence in treatment preferences at 3 month follow-up among adolescents with
HIV-infection and their adult surrogates in the situations long hospitalization,
functional impairment and mental impairment after intervention. Unclear if effect was
significant.

SO66 VERY LOW (1 RCT)

Family-centred Advance
Care planning

vs. usual care

1 congruence in treatment preferences post-session-3 among adolescents with cancer
and their adult surrogates in the situations long hospitalization, treatment would
extend my life, functional impairment, mental impairment, attempting cardiopulmonary
resuscitation and mechanical ventilation after intervention. This effect was not
significant for the situation attempting cardiopulmonary resuscitation.

SO66 VERY LOW (1 RCT)

Family-centred Advance vs. control 1 agreement to limit treatment post-session-2 among adolescents with HIV-infection

Care planning and their adult surrogates in following situations, long hospitalization and mental
impairment after intervention. This effect was not significant in the situation functional DSOS LOW (2 RCTs)
impairment.

Family-centred Advance vs. control 1 agreement to limit treatment at 3 month follow-up among adolescents with H/V-

Care planning

infection and their adult surrogates in the situation functional impairment, after
intervention. This effect was not significant in the situations long hospitalization and
mental impairment.

BB LOW (2 RCTs)

Family-centred Advance
Care planning

vs. control or usual
care

tagreement to give family leeway post-session-2/3 among adolescents with cancer
and their adult surrogates after intervention. This effect was not significant among
adolescents with HIV-infection.

GBSO LOW (2 RCTs)

Family-centred Advance
Care planning

vs. control

No significant effect on agreement to give family leeway in decision making at 3 month
follow-up among adolescents with H/V-infection and their adult surrogates

SO66 VERY LOW (1 RCT)

Family-centred Advance
Care planning

vs. control or usual
care

No significant effect on anxiety at 3 month follow-up among adolescents with H/V-
infection or cancer.

No significant effect on anxiety at 3 month follow-up among adult surrogates of
adolescents with HIV-infection or cancer.

1 depression at 3 month follow-up among adolescents with cancer after intervention.
No significant effect among adolescents with HIV-infection.

No significant effect on depression at 3 month follow-up among adult surrogates of
adolescents with HIV-infection or cancer.

No significant effect on quality of life at 3 month follow-up among adolescents with
HIV-infection or cancer.

@666 VERY LOW (2 RCTs)

Family-centred Advance
Care planning

vs. usual care

1 spiritual well-being at 3 month follow-up among adolescents with cancer.

SO66 VERY LOW (1 RCT)
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5.2 Belemmerende en bevorderende factoren van ACP en gezamenlijke besluitvorming

5.2.1

Informatievoorziening

Barriers and facilitators of shared decision-making and Advance Care Planning

Sub-theme Perspective Conclusions of evidence Quality of evidence
Information provision on Parents Parents expressed the need to know what to expect and wished complete and DOPPS MODERATE
treatment and prognosis unbiased information about the child’s condition, likely outcomes and treatment (6 studies); NICE 2016

options (including the option to stop or not initiate treatment).

Parents needed consistent, accurate and understandable information that is PPHPS MODERATE

timely and regularly explained, and in accordance with the unique situation of the (6 studies); NICE 2016

child (4 studies). When parents lacked medical background or did not understand the

complexity of treatment, they felt unable to take decision-making responsibility (3

studies).

A minority of parents only wanted to receive negative information when it was b LOW

relevant for a specific decision. (1 study)

Written materials about ACP help parents to determine what they are ready to DPo6 LOW

address. (1 study)

Children Some children preferred to hear information from their parents, and mentioned P66 LOW

their parents’ and clinicians’ central roles in meeting their communication needs. (2 studies)

Children’s information preferences varied and tended to change as children DPo6 LOW

learned about their condition: (2 studies)

e  Some children wanted to know everything including prognosis and test results,

and needed their HCPs to speak truthfully to them (2 studies).
. Some children did not want to receive information (1 study).
Healthcare Although HCPs mentioned it is complicated to give clear and consistent information DDPS MODERATE

professionals

due to prognostic uncertainty (3 studies), they acknowledge the need to deliver
transparent, candid and consistent information to parents (3 studies).

(5 studies); NICE 2016

Although HCPs prefer parents and teenagers to determine the type and amount
of information they want and need at different times (2 studies), not fully informing
families was perceived as a barrier in ACP discussions (1 study).

SDDOS MODERATE
(3 studies); NICE 2016

Some HCPs mentioned that understanding medical information and prognosis
is difficult for parents (3 studies), especially parents with non-Dutch backgrounds,
other HCPs did consider parents capable of understanding medical information,
because of their knowledge and experience with their child’s medical condition (1
study).

DSOS MODERATE
(3 studies)

Misinformation or influence from outside sources and people were mentioned as
barriers.

bDhOO LOW
(1 study)
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Uncertainty about
diagnosis and prognosis

Parents Parents mentioned that uncertainty on the child’s prognosis can be frustrating bPDPS MODERATE
and confusing during ACP and EOL discussions, as it often led to guesses or (3 studies); NICE 2016
disagreement among HCPs.
Parents mentioned that uncertainties on diagnosis and prognosis need to be DDPPS MODERATE
taken into account as an aspect of the child’s unique situation and need to be (3 studies); NICE 2016
explored by HCPs to develop contingent plans.
Parents mentioned that a prognosis given in terms of death and not wanting to b LOW
see their child suffer anymore are helpful for making decisions. (1 study)

Children Not reported No studies

Healthcare Not reported No studies

professionals

5.2.2 Betrokkenheid

Barriers and facilitators of shared decision-making and Advance Care Planning

Sub-theme Perspective Conclusions of evidence Quality of evidence
Involvement of parents Parents Parents wanted to be acknowledged as the expert of their child, and mentioned the | @PPHS MODERATE
importance of feeling respected, accepted and supported during decision-making | (12 studies); NICE 2016
in ACP and EOL discussions.
Parents had different perspectives regarding their level of involvement in ACP and bPDPS MODERATE
EOL decision-making: (7 studies); NICE 2016
e  Some parents wanted to make decisions in collaboration with HCPs (6
studies).
. Some parents wanted to be the final decision-maker (2 studies).
. Some parents did not want to be involved and wanted HCPs to make the
decisions (2 studies).
e  Some parents felt like they did not have a choice, as there was only one
option due to the treatment process (2 studies).
Parents saw themselves as the best advocates for their child, but struggled to DPo6 LOW
define their child’s best interest. (1 study); NICE 2016
Children Not reported No studies
Healthcare HCPs had different perspectives regarding the level of involvement of parents in DOPPS MODERATE

professionals

ACP and EOL decision-making:

e  Some HCPs felt that parents should be the final decision-makers (3 studies).

. Some HCPs felt the decision-making process should be more collaborative
with parents and children, and parents should be acknowledging as their
child’s expert and translator (5 studies).

e  Some HCPs were reluctant to engage parents in ACP or EOL decision-
making because they felt it would burden parents giving them too much
responsibility (3 studies), or because they thought they already knew how
parents felt about these discussions (1 study).

(7 studies); NICE 2016
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Involvement of children
and young people

Parents Parents felt that their child’s perspective should be taken into account when SDDOS MODERATE
making ACP and EOL decisions. (3 studies); NICE 2016
Parents felt that their child could be involved in decision-making, but had different bPDPS MODERATE
perspectives regarding their level of involvement in ACP and EOL discussions: (5 studies); NICE 2016
. Some parents felt children should be involved in decision making (2 studies).
. Some parents felt the level of involvement is dependent on the child’s age.
They appreciate age-appropriate information, but were sceptical about involving
young children, while they thought teenagers should be involved (3 studies).
. Some parents wanted to talk themselves with their children about sensitive
issues (1 study).
. Some parents wanted their child to be treated as normally as possible (1
study).
Children Children had different perspectives on their own level of involvement in ACP and b LOW
EOL decision-making: (1 study); NICE 2016
. Some children wanted to be involved in making smaller decisions, and not in
making “big” decisions.
. Some children did not want to make decisions when they were too ill or in
pain.
. Some children felt ignored, worried and powerless when not involved in
EOL discussions.
e  Some children were more comfortable with their parents or HCPs making
decisions, since they always act in their best interest.
Although some children perceived being involved in EOL discussions as satisfying DPo6 LOW
and comforting, others felt this could be overwhelming and upsetting. (1 study); NICE 2016
Healthcare HCPs had different perspectives regarding the level of involvement of children in bPDPOS MODERATE

professionals

ACP and EOL decision-making:

Some HCPs felt that children of all ages should participate in discussions (4 studies),

other felt cognitively capable older children should be involved, but found it difficult

to specify an age at which the child should be informed about their prognosis (2

studies).

e  Some HCPs felt that involving teenagers might not be always possible,
feasible or desirable, like when internationally agreed protocols are in place,
when it could impose harm, death or suffering, or when involvement from other
professionals was prioritised (1 study).

(5 studies); NICE 2016

HCPs mentioned challenges when communicating with children, including
understanding their perspectives and the role of parents as gatekeepers and
influencing their child’s choices (4 studies).

DDSDO MODERATE
(4 studies)

Involvement of HCPs

Parents Not reported No studies
Children Not reported No studies
Healthcare HCPs had different perspectives regarding their level of involvement in ACP and bPDPOS MODERATE

professionals

EOL decision-making:
. Some HCPs felt their role was solely providing information, enabling parents
to make the best decisions (1 study).

(2 studies); NICE 2016
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. Some HCPs felt they had an “orienting” role, directing parents towards what
they thought is beneficial for the child (1 study).

e  Some HCPs mentioned making the final decision alone in certain situations
when they wanted to protect the child from further suffering (1 study).

HCPs felt they should take the lead about what to disclose from teenagers, and
assigned responsibility to the teenager for signalling their desired degree of
involvement in decision-making (1 study).

bDhOO LOW
(1 study)

Personal
facilitators/barriers to
ACP/EOL decision-making

Parents Parents experienced difficulty in EOL and ACP decision-making because: bPDPOS MODERATE
. Parents did not feel ready to make decision because they could not (7 studies); NICE 2016
acknowledge the child’s situation, wanted to focus on the present, suppressed
burdensome thoughts and had intense emotions (4 studies).
. Parents did not want their child to suffer but also wanted to do everything
possible to try to increase the length of their child’s life (3 studies).
. Parents could not foresee consequences of some decisions and would feel
regret (2 studies).
. Parents wanted to keep options open, because they were afraid to bind
themselves when their preferences might change (2 studies).
Parents’ decisions about future care were influenced by past experiences with bPDPOS MODERATE
the child’s care. Parents mentioned decision-making was easier when these (2 studies)
experiences were good and when they had clear short-term disease related goals.
Children Not reported No studies
Healthcare HCPs experienced discomfort and distress with addressing sensitive themes DDPS MODERATE

professionals

and assessing the child’s best interest during and after ACP and EOL decision-
making.

(6 studies)

HCPs mentioned that parents had difficulty with making EOL and ACP decisions
because parents experienced stress or fear for making decisions.

DDSDO MODERATE
(2 studies)

HCPs mentioned an emotional tie to patients as a barrier for EOL discussions. b LOW
(1 study)

HCPs mentioned that parents had difficulty with making EOL and ACP decisions b LOW

because parents did not feel ready to make decisions because they could not (1 study)

acknowledge their child’s situation, wanted to focus on the present or had unrealistic
expectations.

5.2.3 Interpersoonlijke relaties en communicatie

Sub-theme

Barriers and facilitators of shared decision-making and Advance Care Planning

Perspective

Conclusions of evidence

Quality of evidence

Staff behaviour and
communication style

Parents

Parents valued open, honest and clear lay language and information, even if it
was uncertain or potentially upsetting.

DDDO MODERATE
(4 studies); NICE 2016
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Parents found it helpful when information was provided by a trusted HCP, and
mentioned frequent changes in HCPs as a barrier for communication.

SDDOS MODERATE
(2 studies); NICE 2016

Parents considered using interpreters for non-English speakers helpful.

®PPS MODERATE
(1 study)

Parents mentioned the importance of open and reassuring nonverbal cues
including sitting, making eye contact, smiling, and maintaining an open posture.

ODPO MODERATE
(1 study); NICE 2016

Healthcare
professionals

HCPs mentioned the importance of using clear, lay language that is consistent and
unambiguous.

DDDO MODERATE
(3 studies); NICE 2016

HCPs mentioned the importance of being compassionate and supportive, listen
actively to families, thinking before you speak and knowing what not to say, such as
‘things happen for a reason’.

DDDO MODERATE
(2 studies); NICE 2016

HCPs mentioned the importance of respecting the individual family’s b LOW
communication preferences and styles. (1 study); NICE 2016
HCPs stated that open communication is important for involving children in b LOW

decision-making, but mentioned that not every outcome has to be explicitly
mentioned.

(1 study); NICE 2016

Family-provider
relationship

Parents Parents mentioned the importance of long-lasting, trusted relationships with bPDPOS MODERATE
HCPs. (5 studies); NICE 2016
Relationships were considered fragile and were easily compromised when DDPPS MODERATE
parents felt not heard by HCPs. This included situations in which parents felt that (4 studies); NICE 2016
their child’s quality of life was underestimated or felt that they were excluded from
conversations about the child.
When parents felt part of the multidisciplinary team when discussing care goals, DPo6 LOW
this positively influenced their openness to share perspectives (1 study). (2 studies); NICE 2016
Involvement of a subspecialty palliative care team was considered helpful (1 study).
Parents sometimes experienced disagreements with HCPs. Not all disagreements b LOW
were considered disturbing, it could also make parents reconsider options. Disturbing | (1 study); NICE 2016
disagreements arose when: parents still wanted ‘everything to be done’ but HCPs
thought it was futile; when decisions had to be made under time pressure because of
acute deterioration of the child’s condition and when parents wanted a treatment to
be forgone when there was still a realistic chance of improvement.
Parents preferred HCPs who are conscious of the family’s sensitivity and DPos6 LOW
familiarity with the child, and desired HCPs who are flexible in their care plans (1 study)
based on the family’s wishes.

Healthcare HCPs mentioned a long-lasting treatment relationship with parents as a facilitator bPDPOS MODERATE

professionals

for decision-making.

(4 studies); NICE 2016

HCPs experienced disagreements with families (3 studies). Not all disagreements
were considered disturbing, it could also challenge HCPs to think of more suitable
alternatives. Disturbing disagreements arose when: parents were unrealistic or

DDDO MODERATE
(3 studies); NICE 2016
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overly optimistic and when parents wanted a treatment to be forgone when there
was still a realistic chance of improvement (1 study).

HCPs mentioned that it can be difficult to reach agreement with parents and/or
children when opinions about ACP or EOL decisions differed.

SDDOS MODERATE
(3 studies); NICE 2016

Acknowledging mistakes and learning from it is considered helpful by HCPs.

ddeOo LOW
(1 study)

5.2.4 Holitistische benadering van zorg
Barriers and facilitators of shared decision-making and Advance Care Planning

Sub-theme Perspective Conclusions of evidence Quality of evidence
Attention for the families’ Parents Parents mentioned the need for HCPs to understand and acknowledge the impact | @PPHS MODERATE
situation on daily life of the child and family including psychological and social issues, such | (7 studies); NICE 2016
as work, school and other children, rather than simply focusing on medical problems
only.

Parents mentioned the importance of HCPs understanding family’s individual
values, believes, hopes, goals and fears for making ACP and EOL decisions and
preparing parents for worst-case scenarios.

SDDOS MODERATE
(2 studies); NICE 2016

Healthcare HCPs mentioned the importance of acknowledging the values, beliefs, needs and PP LOW
professionals expectations of the child and their family in the context of the child’s illness for (2 studies); NICE 2016
making ACP and EOL decisions.
Provision of hope Parents Parents mentioned the importance of maintaining hope by HCPs. DOPPS MODERATE

(4 studies)

Parents varied in their preferences of how HCPs should support hope: although
some wanted them to emphasize positives or wanted them to express an intention to
cure the child, others mentioned the importance of avoiding false hopes.

SDPOS MODERATE
(1 study)

Healthcare Not reported No studies
professionals
Attention for different Parents Parents desired HCPs to be culturally sensitive in delivering information. DDPPS MODERATE

cultures

(1 study); NICE 2016

Differences in cultural background, causing disagreement with HCPs, was
perceived as a barrier by parents.

DPHO MODERATE
(1 study); NICE 2016

Healthcare HCPs mentioned that EOL discussions can be complicated by differences in

professionals ethnic, religious and/or linguistic backgrounds, and stated the importance of
having cultural humility and curiosity, and being aware of cultural awareness and
language.

SO0 LOW
(2 studies); NICE 2016

One HCP mentioned parents’ fear of being discriminated because of
socioeconomic status as a barrier for decision-making.

DHOO6 LOW
(1 study); NICE 2016
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Attention for faith and
religion

Parents

Parents expressed that hope, faith, religion and praying influenced decision-

making:

. Faith and belief in god empowered parents to make or abstain from decisions,
guarded against regret and aided joint decision-making with their spouse,
especially when decisions became more complicated or consequential (2
study).

. Belief in miracles sometimes pushed parents to pursue or de-escalate
aggressive treatment. It could make parents not accept poor prognosis,
because they believed god would keep their child miraculously alive (1 study).

SDDOS MODERATE
(2 studies); NICE 2016

Parents sometimes felt HCPs did not understand their believes. They did not
expect HCPs to surrender control to god, but were pleased when HCPs
acknowledged their believes.

DOOO LOW
(1 study); NICE 2016

Healthcare
professionals

HCPs worried that hope, faith, religion and theological fatalism allowed parents
to disregard medical evidence in decision-making.

SDDOS MODERATE
(2 studies); NICE 2016

5.2.5 Timing
Barriers and facilitators of shared decision-making and Advance Care Planning
Sub-theme Perspective Conclusions of evidence Quality of evidence
Timing and initiation Parent Although some parents find it difficult to define the right timing of initiating ACP DPoSS LOW
and EOL discussions and felt timing might never be right (3 studies), most parents (6 studies); NICE 2016
do support early initiation (4 studies), while some preferred delaying or tempering
ACP and EOL discussions (1 study).
Parents expressed the need to feel ready before starting to engage in ACP and DPo6 LOW
EOL discussions, without feeling pressured. (6 studies); NICE 2016
Parents considered it a missed opportunity when physicians did not initiate ACP | @66 LOW
or EOL discussions. (2 studies); NICE 2016
Parents found it helpful to regularly repeat offering ACP and EOL discussions. DPSS LOW
(2 studies); NICE 2016
Parents mentioned that wrong timing of initiating ACP or EOL discussions includes DPo6 LOW
shortly after breaking bad news (1 study), shortly after overcoming a crisis (1 study), (2 studies)
or when the child is in an ‘unstable’ condition (1 study).
Healthcare Although some HCPs supported initiation of ACP discussions as early as possible, PSS LOW

professional

ideally at time of diagnosis or when the child is in a period of relative wellness (3
studies), others gave priority to parent’s readiness before starting ACP or EOL
discussions, and mentioned timing should be right for family rather than HCPs
and discussions should go at the parents’ pace (6 studies).

(6 studies); NICE 2016

Heath care professionals suggested that changes in the child’s condition or
specific events, such as failing of treatment, could be seen as a prompt for ACP
and EOL discussions.

SO0 LOW
(4 studies); NICE 2016
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HCPs mentioned that a wrong timing of initiating ACP discussions is during a crisis. b LOW
(2 studies)

HCPs mentioned that readiness could be difficult to assess, and cues could be P66 LOW

used, such as parents asking questions that could open-up discussions. (1 study)

professionals

Ongoing process Parent Parents mentioned that ACP and EOL discussions should be an ongoing process DDPPS MODERATE

and a continuous part of the child’s care. (4 studies); NICE 2016

Healthcare HCPs mentioned that ACP and EOL discussions should be an ongoing process DDPPS MODERATE

professional and a continuous part of the child’s care. (3 studies); NICE 2016

Sufficient time for Parent Parents mentioned the need to have sufficient time between receiving DDPS MODERATE
decision-making information and making decisions, to process information and ask questions. (2 studies)
Healthcare Not reported No studies

5.2.6 Voorbereiding
Barriers and facilitators of shared decision-making and Advance Care Planning
Sub-theme Perspective Conclusions of evidence Quality of evidence
Voorbereiding Parents Not reported No studies
Healthcare HCPs mentioned preparation and planning of ACP and EOL discussions as b LOW

professionals

helpful (2 studies), such as having an agenda, assigning an appropriate person to
lead the discussion, and parallel planning to prepare different plans for potential
outcomes (1 study).

(2 study); NICE 2016

5.2.7 Documentatie

Barriers and facilitators of shared decision-making and Advance Care Planning

Sub-theme Perspective Conclusions of evidence Quality of evidence
Documentatie Parents Parents preferred a personal conservation when handing out supplementary written PPPHOS MODERATE
materials. (2 studies)
Parents agreed that all parties should sign the documents and prefer to keep DPpeo LOW
minutes of all discussion to ensure continuity of the advance care planning. (1 study); NICE 2016
Healthcare HCPs preferred a personal conservation when handing out supplementary written OPpeo LOW
professionals materials. (1 study)
HCPs agreed that all parties should sign the documents and prefer to keep minutes | @66 LOW
of all discussion to ensure continuity of the advance care planning. (1 study); NICE 2016
HCPs want to receive and be informed about advance care planning documents in a ®Ppoo LOW
personal conversation, and recommend using brief recommendations for (1 study); NICE 2016
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emergencies, supplemented by larger advance directives with easily retrievable and
organised contact information.

HCPs worried about the unclear legal status of advance care planning documents for
children.

bdoOo LOW
(1 study)

5.2.8 Setting

Barriers and facilitators of shared decision-making and Advance Care Planning

Sub-theme Perspective Conclusions of evidence Quality of evidence
Location Parents Parents mentioned the importance of a comfortable and appropriate setting PPPHO MODERATE
including a quiet room with adequate seating and having enough time for the (3 studies); NICE 2016
discussion.
Healthcare HCPs mentioned the importance of a comfortable and appropriate setting including DPPHO MODERATE
professionals a quiet room with adequate seating, without distractors such as mobile phones and (3 studies); NICE 2016
pagers, possibly away from the hospital or at home, and having enough time for the
discussion.
Attendees Parents All key family members and HCPs should be given the opportunity to be present PPPHOS MODERATE
during ACP discussions. Additionally, family support should be ensured by inviting an (3 studies)
uninvolved “listener” like a friend or nurse.
Healthcare All key HCPs and family members should be given the opportunity to be present, ®Ppoo LOW
professionals and family support should be ensured. (1 study)

5.2.9 Ondersteuning

Barriers and facilitators of shared decision-making and Advance Care Planning

Sub-theme Perspective Conclusions of evidence Quality of evidence
Support Parents Parents mentioned being connected to family-members and other parents in PPPHO MODERATE
similar situations as valuable for making-decisions. (4 studies)
Healthcare Not reported No studies

professionals

5.2.10 Onderwijs

Sub-theme

Barriers and facilitators of shared decision-making and Advance Care Planning

Perspective

Conclusions of evidence

Quality of evidence

Education

Parents

Parents felt that communication trainings, capacity building and education about

SDDOS MODERATE

ACP would be beneficial for HCPs. (3 studies)
Parents disapproved lack of experience or knowledge of HCPs. PO LOW
(1 study)
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Healthcare
professionals

HCPs mentioned a lack in communication, psychology, palliative care and ACP
training. They felt trainings and capacity building would be beneficial, and agreed
that expertise can enhance ACP and EOL discussions.

DDDO MODERATE
(3 studies)
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6 Aanbevelingen uit Richtlijnen

Shared decision-making and Advance Care Planning

National Institute for Health and Care Excellence (NICE). End of life care for infants, children and young people with life-limiting conditions: planning and
management. 2016
Recommendation | Level of evidence'
Shared decision-making and advance care planning

Clinical evidence: 11 studies were identified for inclusion. Different (combinations of) perspectives of barriers and facilitators on decision making were studied: perspective of parents caring
for a child with a life-limiting condition or whose child had died due to a life-limiting condition (five studies); perspective of health care professionals (2 studies); perspective of children or
young people living with a life-limiting condition (1 study); Perspective of both parents and child or young person living with a life-limiting condition (1 study); perspective of both parents and
child or young person as well as the physicians involved in their care (1 study).
Moderate to very low quality evidence was presented in the review. The main reasons leading to downgrading of the evidence included limitations in how the data were collected, a low
response rate from participants, self-selection bias and an awareness that people who chose to participate may differ from those who refused to be interviewed. On the other hand, in some
studies participants were selected by the physicians who provided care to the child, and those who were not selected may have provided a different perspective.
Recognise that children and young people with life-limiting conditions and their parents or carers have a central role in decision-making Level B/C: Moderate to low quality evidence
and care planning.
Discuss and regularly review with children and young people and their parents or carers how they want to be involved in making Level B/C: Moderate to low quality evidence
decisions about their care, because this varies between individuals, at different times, and depending on what decisions are being made.
Explain to children and young people and to their parents or carers that their contribution to decisions about their care is very important, Level B/C: Moderate to low quality evidence
but that they do not have to make decisions alone and the multidisciplinary team will be involved as well.
When developing plans for the care of the child or the young person with a life-limiting condition, use parallel planning to take account of | Level B/C: Moderate to low quality evidence
possible unpredictability in the course of the condition.
Manage transition from children's to adult's services in line with the NICE guideline on transition from children's to adult's services. Level B/C: Moderate to low quality evidence
Develop and record an Advance Care Plan at an appropriate time for the current and future care of each child or young person with a Level B/C: Moderate to low quality evidence
life-limiting condition. The Advance Care Plan should include: demographic information about the child or young person and their family
e up-to-date contact information for:

o the child or young person’s parents or carers and

o the key professionals involved in care

e a statement about who has responsibility for giving consent
e asummary of the life-limiting condition
e an agreed approach to communicating with and providing information to the child or young person and their parents or carers
e an outline of the child or young person's life ambitions and wishes, for example on:
o family and other relationships
o social activities and participation
o education
o how to incorporate their religious, spiritual, and cultural beliefs and values into their care
e arecord of significant discussions with the child or young person and their parents or carers
e agreed treatment plans and objectives
e education plans, if relevant
e arecord of any discussions and decisions that have taken place on:

o preferred place of care and place of death
o organ and tissue donation
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o management of life-threatening events, including plans for resuscitation or life support
o specific wishes, for example on funeral arrangements and care of the body
e adistribution list for the Advance Care Plan.

Begin discussing an Advance Care Plan with parents during the pregnancy if there is an antenatal diagnosis of a life-limiting condition.
For each individual think about who should take part in the discussion, for example:

e obstetricians

e  midwives

e neonatologists

e specialists in the life-limiting condition

e a member of the specialist paediatric palliative care team

Level B/C:

Moderate to low quality evidence

Develop and regularly review Advance Care Plans:
e with relevant members of the multidisciplinary team and
e indiscussion with the child or young person and their parents or carers.

Level B/C:

Moderate to low quality evidence

When developing the Advance Care Plan, take account of the beliefs and values of the child or young person and their parents or
carers.

Level B/C:

Moderate to low quality evidence

Explain to children and young people and their parents or carers that Advance Care Planning should:

e help them be involved in planning their care and give them time to think about their views carefully

e help them to understand the life-limiting condition and its management

e help to prepare for possible future difficulties or complications

e support continuity of care, for example if there are changes in the professionals involved or in the care setting (such as a hospital
admission or discharge).

Share the Advance Care Plan with the child or young person and their parents or carers (as appropriate), and think about which
professionals and services involved in the individual child or young person’s care should also see it, for example:

e GPs

hospital consultants

hospices

respite centres

nursing services (community or specialist)

school and other education services

ambulance services

Level B/C:

Moderate to low quality evidence

Update the Advance Care Plan when needed, for example if:

e new professionals become involved

e the care setting changes (for example hospital admission or discharge)

e the child or young person and their parents or carers move home.

Discuss the changes with the child or young person (if appropriate) and their parents or carers.

Level B/C:

Moderate to low quality evidence

Share the Advance Care Plan with everyone involved each time it is updated.

Level B/C:

Moderate to low quality evidence

When making an Advance Care Plan, discuss with the child or young person and their parents or carers:
e the nature of the life-limiting condition, its likely consequences and its prognosis
e the expected benefits and possible harms of the management options.

Level B/C:

Moderate to low quality evidence

Be aware that all children and young people with life-limiting conditions should have an Advance Care Plan in their medical record, and
that this should not be confused with a do-not-attempt-resuscitation order.

Level B/C:

Moderate to low quality evidence
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Be aware that any existing resuscitation plan for a child or young person may need to be changed in some circumstances, for example if
they are undergoing general anaesthesia.

Level B/C: Moderate to low quality evidence

Attempt resuscitation for children and young people with life-limiting conditions, unless there is a 'do not attempt resuscitation' order in
place

Level B/C: Moderate to low quality evidence

e Be aware that discussing the Advance Care Plan can be distressing for children and young people who are approaching the end of
life and their parents or carers, and they may:

e be reluctant to think about end of life care

e have difficulties discussing end of life care with the professionals or with one another

e have differences of opinion about the care plan.

Level B/C: Moderate to low quality evidence

When making or reviewing the Advance Care Plan for a child or young person approaching the end of life, talk to the parents or carers
about the care and support they can expect when the child or young person dies. Discuss their personal needs and feelings about this.

Level B/C: Moderate to low quality evidence

When a child or young person is approaching the end of life, think about and discuss with them and their parents or carers their specific
support needs. Review these needs regularly.

Level B/C: Moderate to low quality evidence

1 Level of evidence adapted from GRADE
A: High; further research is very unlikely to change confidence in the estimate of the clinical effect.
B: Moderate; Further research is likely to have an important impact on our confidence in the estimate of effect and may change the estimate.

C: Low or very low; further research is very likely to have an important impact on our confidence in the estimate of effect and is likely to change the estimate. Any estimate of effect is uncertain.
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3. PSYCHOSOCIALE ZORG
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1 Uitgangsvragen

1.1 Psychologische interventies

Vraag 1A: Wat is de effectiviteit van psychologische interventies voor kinderen tussen de 0 en 18 jaar
in de palliatieve fase?

P: Kinderen tussen 0 en 18 jaar in de palliatieve fase

I: Psychologische interventies

C: Standaardbehandeling of placebo

O: Kwaliteit van leven, psychosociale uitkomsten

Vraag 1B: Wat is de effectiviteit van psychologische interventies voor familieleden en verzorgers van
kinderen tussen 0 en 18 jaar in de palliatieve fase?

P: Familieleden en verzorgers van kinderen tussen 0 en 18 jaar in de palliatieve fase

I: Psychologische interventies

C: Geen behandeling/placebo

O: Kwaliteit van leven, psychosociale uitkomsten

1.2 Sociale en praktische ondersteuning

Vraag 2: Welke sociale en praktische ondersteuning wordt als effectief beschouwd door kinderen
tussen 0 en 18 jaar in de palliatieve fase en hun familieleden en verzorgers?

P: kinderen tussen 0 en 18 jaar in de palliatieve fase en hun familieleden en verzorgers

I: sociale en praktische ondersteuning

C:-

O: kwaliteit van leven, psychosociale uitkomsten

1.3 Culturele, spirituele en religieuze ondersteuning

Vraag 3: Welke culturele, spirituele en religieuze ondersteuning wordt als effectief beschouwd door
kinderen tussen 0 en 18 jaar in de palliatieve fase en hun familieleden en verzorgers?

P: kinderen tussen 0 en 18 jaar in de palliatieve fase en hun familieleden en verzorgers

I: spirituele en religieuze ondersteuning

C:-

O: kwaliteit van leven, psychosociale uitkomsten
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de palliatieve fase en hun familieleden en verzorgers?”

2016

National Institute for Health and Care Excellence (NICE). End of life care
for infants, children and young people with life-limiting conditions: planning
and management. 2016

Richtlijn kinderen

18 jaar

3: Welke culturele, spirituele en religieuze ondersteuning wordt als effectief beschouwd

in de palliatieve fase en hun familieleden en verzorgers?’

door kinderen tussen 0 en

2016

National Institute for Health and Care Excellence (NICE). End of life care
for infants, children and young people with life-limiting conditions: planning
and management. 2016

Richtlijn kinderen

Burnout of The Parents of School Age Children With Cancer: A Randomized
Controlled Clinical Trial. IJCBNM January 2016; Vol 4,No 1"

2016 | Borjalilu S et al. Spiritual care Training for Mothers of Children with Cancer: | RCT ouders
Effects on Quality of Care and Mental Health of Caregivers. Asian Pac J
Cancer Prev, 17 (2), 545-552, 2016 '

2016 | Beheshtipour N et al. The Effect of Educational-spiritual Intervention on The | RCT ouders

'RCT is uit volgend systematische review gehaald: Robert R et al. S Spiritual assessment and spiritual care offerings as a
standard of care in pediatric oncology: A recommendation informed by a systematic review of the literature. Pediatr Blood Cancer
2019 66 (9):e27764.

"systematisch gezocht, zie: bijlage 7 zoekverantwoording — search 1
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3 Evidence tabellen
3.1 Psychologische interventies
3.1.1 Effectiviteit van psychologische interventies voor kinderen in de palliatieve fase

Effectivity of psychological interventions for children in the palliative phase from 0 to 18 years

Rosenberg AR et al. Hope and benefit finding: Results from the PRISM randomized controlled trial. Pediatr Blood Cancer 2019 66 (1): e27485

Setting:
1 centre, USA

Duration:
6- month follow-up

Study years:
Jan 2015 — October

2016

Protocol published in
register:

Protocol registered in
clinicaltrials.gov:
NCT02340884

receiving systemic chemotherapy.

e Intervention group: 50 — 1
patient who was not fluent in
English and 1 patient (2%)
who did not complete
baseline survey = 48

e  Control group: 50 — 6 (12%)
patients who did not complete
baseline survey = 44

Age at baseline:
e Intervention group:
Range 12-17 yrs.: 35 (73%)
Range 18-25 yrs.: 13 (27%)
e  Control group:
Range 12-17 yrs.: 32 (73%)
Range 18-25 yrs.: 12 (27%)
Sex at baseline
. Intervention group:
M: 32 (67%), F: 16 (33%)
. Control group:
M: 20 (45%), F: 24 (55%)

Race at baseline):

e Intervention group:
Non-white: 15 (31%), White:
33 (69%)

. Control group:
Non-white: 19 (43%), White:
25 (57%)

Diagnosis at baseline:

e Intervention:
Leukaemia/Lymphoma: 30
(63%)

PRISM targets skills in stress
management i.e. breathing,
relaxation, awareness of
stressors; goal-setting i.e.
identifying Specific measurable
and actionable goals; cognitive-
restructuring i.e. identifying
‘negative self-talk; and benefit-
finding i.e. finding meaning or
benefit from difficult situations.
PRISM intervention consists of
four 30 to 50 minute 1 on 1
sessions every other week
delivered by non-clinical college
graduates. An optional fifth
session consists of a facilitated
family meeting where
participants shared skills with
family and friends.

Type of control:
Psychosocial Usual Care (UC):

An assigned social worker
maintained a relationship with
the patient and his or her family
throughout the study. Social
workers routinely conduct a
psychosocial assessment at the
time of diagnosis and continue
to provide services ranging from
behavioural health support to
financial support. Patients had
access to referral based
services e.g.
psychologist/psychiatrist etc.

psychosocial clinicians from the benefit finding scales used
among adult patients with cancers). Scale depicts potential
benefit of illness (10 items) and potential burdens (10 items). All
were answered a 5 point Likert scale. Score range is 12-50,
higher score indicate higher benefit-finding. Mean score was 37,
suggesting a Mean Clinically Importance Difference (MCID) of
3.9

Hope finding:

Hope scale measures hopeful patterns of thought.

. Pathways; individuals perceived ability to generate a route
to his her goals.

e Agency: perceived ability and maintain actions necessary
to reach a goal.

It is scored on an 8 point Likert scale. Score is ranging from 12-

48, higher scores indicating greater levels of hopeful thought

patterns. Mean score is 25 suggesting a MCID of 1.5

Goal-setting skills:

Open-ended questions about participant ‘goals’ i.e. please give

an example of a goal you hope to accomplish over the next

month.

Goals were scored based on how SMART the goals were. Score

range 1-9)

Results (per outcome)

Benefit-finding scores 6 month follow-up:

Estimated Mean difference intervention - control: 3.1 (95% CI 0.0 to
6.2), p = 0.05, d = 0.4 (effect-size)

PRISM participants’ benefit-finding score increased an estimated
3.1 points more than UC participant.

Hope-finding scores at 9-month follow-up

Total scores:

Estimated Mean difference intervention - control: 3.6 (95% CI1 0.7 to
6.4)), p = 0.01, d = 0.6 (effect-size)

PRISM participant hope scores improved

Subscales:

Study Patient characteristics Intervention / Control Outcomes / Results Comments
characteristics Risk of bias
Type of study: Number and type of participants: Type of intervention: Outcome definitions: Strengths:
Parallel Randomized A total of 92 Adolescents and Promoting Resilience in Stress Benefit-finding:

controlled trial Young Adults with cancer Management (PRISM): The Benefit Finding Scale for children (adapted by paediatric Limitations:

. Result of study outcomes for
adolescents (13-17) and young
adults (18-25) were not
distinguished.

e  Generalizability is limited as the
study was conducted at a large
medical centre, with mostly
white, English speaking AYAs

e Results in abstracts are not in
line with result in full-text.
Range of age for adolescents is
13-17 in abstract and 12-17 in
results.

e  Lack of power to confirm
statistical significance.

Risk of bias

A. Selection bias:

low risk

Reason: A study statistician
constructed the randomizations
using permuted blocks of varying
sizes, stratified by age. Study staff
were blinded prior to the
randomization.

B. Attrition bias:

low risk

Reason: Outcomes of all 92
participants were assessed.

C. Performance bias

High

Reason: Unclear whether
participants and parents were
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Central Nervous System
(CNS): 3 (7%)

Non-CNS solid Tumour: 15
(3%)

Advanced Cancer: 10 (21%)
Control:
Leukaemia/Lymphoma: 27
(61%)

Central Nervous System
(CNS): 3 (7%)

Non-CNS solid Tumour: 14
(32%)

Advanced Cancer: 14 (32%)

EMD agency subscale: 1.8 (95% Cl 0.1 to 3.5), p=0.04 and d =
0.5

E.MD pathway subscale: 1.8 (95% CIl 0.2 to 3.4), p = 0.05,d =
0.5
PRISM participant hope scores improved

Goal-setting skills;
EMD intervention — control- -0.5 POintS (95% CI, '1-2, 03), p= 0231 d=
-0.3

No changes in endorsed qualitative goals in either group, nor
appreciable differences in score distributions.

blinded from receiving either
intervention or control (seems
almost impossible.

D. Detection bias

low risk

Reason: Staff collecting
outcome data remained
blinded to the assignment.
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Effectivity of psychological interventions for children in the palliative phase from 0 to 18 years

Steineck A et al. A Psychosocial Intervention's Impact on Quality of Life in AYAs with Cancer: A Post Hoc Analysis from the Promoting Resilience in Stress Management
(PRISM) Randomized Controlled Trial. Children (Basel) 2019 6 (11)
Same study population as Rosenberg AR et al.

Parallel Randomized
controlled trial

Setting:
1 centre, USA

Duration:
6- month follow-up

Study vears:
Jan 2015 — October

2016

Protocol published in
register:

Protocol registered in
clinicaltrials.gov:
NCT02340884

participants:
A total of 92 Adolescents and

Young Adults with cancer
receiving systemic
chemotherapy.

. Intervention group: 50 —
1 patient who was not
fluent in English and 1
patient (2%) who did
not complete baseline
survey = 48

e  Control group: 50 — 6
(12%) patients who did
not complete baseline
survey = 44

Age at baseline:

e Intervention group:
Range 12-17 yrs.: 35
(73%)

Range 18-25 yrs.: 13
(27%)

e  Control group:
Range 12-17 yrs.: 32
(73%)

Range 18-25 yrs.: 12
(27%)

Sex at baseline

e Intervention group:
M: 32 (67%), F: 16
(33%)

. Control group:

M: 20 (45%), F: 24
(55%)

Race at baseline):

e Intervention group:
Non-white: 15 (31%),
White: 33 (69%)

Promoting Resilience in Stress
Management (PRISM):
PRISM targets skills in stress
management i.e. breathing,
relaxation, awareness of
stressors; goal-setting i.e.
identifying Specific
measurable and actionable
goals; cognitive-restructuring
i.e. identifying ‘negative self-
talk; and benefit-finding i.e.
finding meaning or benefit
from difficult situations.

PrISM intervention consists of
four 30 to 50 minute 1 on 1
sessions every other week
delivered by non-clinical
college graduates. An optional
fifth session consists of a
facilitated family meeting
where participants shared
skills with family and friends.

Type of control:
Psychosocial Usual Care

(UC): An assigned social
worker maintained a
relationship with the patient
and his or her family
throughout the study. Social
workers routinely conduct a
psychosocial assessment at
the time of diagnosis and
continue to provide services
ranging from behavioural
health support to financial
support. Patients had access
to referral based services e.g.
psychologist/psychiatrist etc.

Patient-reported outcomes:

Health-Related Quality of Life (HRQOL): Assessed by PedsQL existing

from subscales:

e  Generic HRQOL: The PedsQL 4.0 Generic Score Scale is a
nonspecific PRO instrument and encompasses subdomains
representing core dimensions of health including physical, emotional,
social and school well-being. 15 items

e  Cancer-related HRQOL the PEDSQL cancer module is an
instruments assessing subdomains specifically related to the cancer
experience (pain, nausea, procedural anxiety).

Score of PedsQL was ranging from 0 to 100, higher scores representing

better quality of life. Mean clinically important difference is estimated to be

4.4 for total scores.

MCID for subscale scores is 6.6 — 6.9

Results (per outcome)

Generic Health related Quality of Life (Intervention vs control)

. Mean (SD) PedsQL 4.0 score at baseline: 62 (16) vs 59 (21)

e  Mean (SD) PedsQL 4.0 score at 6 month follow-up 60 (19) vs 67 (15)

Percentage of positive QoL Trajectories (generic) at 6 month follow up.

Participants who received PRISM had a higher proportion of positive long-

term HRQolL trajectories.

e  Global: PRISM 47% (95% Cl 32% to 63%) vs UC 26% (95% CI 15%
-42%), p =0.06

e  Physical: PRISM 36% (95% CI 22% to 52%) vs UC 34% (95% CI
21% - 50%), p = 0.86

e  Emotional: PRISM 58% (95% ClI 42% to 73%) vs UC 37% (95% ClI
23% - 53%), p = 0.06

e  Social: PRISM 83% (95% CI 68% to 92%) vs UC 66% (95% CI 50% -
79%), p = 0.08

e  School: PRISM 44% (95% CI 30% to 60%) vs UC 34% (95% Cl 21%
-50%), p=0.37

Percentage of improved QoL trajectories (generic) at 6 month follow up.

More PRISM recipients than UC recipients improved (PRISM: 33% vs UC:

0%).

Cancer-related health related Quality of Life (intervention vs control)
e  Mean (SD) Cancer Module Total Score at baseline: 66 (16)) vs 65
(17

Study Patient characteristics Intervention / Control Outcomes / Results Comments
characteristics Risk of bias
Type of study: Number and type of Type of intervention: Outcome definitions: Strengths:

Evaluating the intervention impact
on HRQOL by subdomain, rather
than by total score adds to the
understanding of how the
intervention impacts specific
elements of cancer experience.
Study useful for application of
PRISM intervention

Limitations:

. Lack of power to confirm
statistical significance.

¢ HRQOL was measured using
an abbreviated PedsQL form,
this may have limited ability
to detect significant
differences.

. Result of study outcomes for
adolescents (13-17) and
young adults (18-25) were
not distinguished.

. Generalizability is limited as
the study was conducted at a
large medical centre, with
mostly white, English
speaking AYAs

. Results in abstracts are not
in line with result in full-text.
Range of age for adolescents
is 13-17 in abstract and 12-
17 in results.

Risk of bias

A. Selection bias:

low risk

Reason: A study statistician
constructed the randomizations
using permuted blocks of varying
sizes, stratified by age. Study staff
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. Control group:
Non-white: 19 (43%),
White: 25 (57%)

Diagnosis at baseline:

. Intervention:
Leukaemia/Lymphoma:
30 (63%)
Central Nervous
System (CNS): 3 (7%)

Non-CNS solid Tumour:

15 (3%)
Advanced Cancer: 10
(21%)

. Control:
Leukaemia/Lymphoma:
27 (61%)
Central Nervous
System (CNS): 3 (7%)

Non-CNS solid Tumour:

14 (32%)
Advanced Cancer: 14 (32%)

. Mean (SD) Cancer Module Total Score at 6-month follow-up: 64 (20)
vs 72 (11)

Percentage of positive QoL Trajectories (generic) at 6 month follow up.

Proportion of participants with positive trajectories was higher for PRISM

recipients in the following subdomains Intervention vs control):

e Nausea: 64% (95% Cl 48% to 78%) vs 39% (95% CIl 26% to 55%), p
=0.04

e  Treatment anxiety: 72% (95% CI 56% to 84%) vs 61% (95% CIl 45%
to 74%), p = 0.29

e Worry: 50% (95% CI 34% to 66%) vs 24% (95% CI 13% to 39%), p =
0.02

e  Cognitive: 58% (95% Cl 42% to 73%) vs 42% (95% Cl 28% to 58%),
p=0.16

e  Physical appearance: 50% (95% Cl 34% to 66%) vs 42%(95% CI
28% to 58%), p = 0.50

e  Communication 69% (95% CI 53% to 82%) vs 55%(95% CI 40% to
70%), p=0.21

Greatest advantage observed in nausea worry and cognitive domains.

For following subdomains participants with positive trajectories was lower

among PRISM recipients

Pain: 36% (95% Cl 22% to 52%) vs 39% (95% CIl 26% to 55%), p = 0.77

Procedural anxiety: 58% (95% CI 42% to 73%) vs 74% (95% CIl 58% to

85%), p=0.16

At least 50% of PRISM recipients had positive trajectories in seven of the
eight subdomains, compared to three out of eight subdomains for UC
recipients.

were blinded prior to the
randomization.

B. Attrition bias:

low risk

Reason: Outcomes of all 92
participants were assessed.

C. Performance bias

Unclear

Reason: Unclear whether
participants and parents were
blinded from receiving either
intervention or control (seems
almost impossible.

D. Detection bias

low risk

Reason: Staff collecting
outcome data remained
blinded to the
assignment.
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Effectivity of psychological interventions for children in the palliative phase from 0 to 18 years

Goldbeck L et al. Psychological interventions for individuals with cystic fibrosis and their families. Cochrane Database of Systematic Reviews 2014 6):

Included studies

16 RCTs and one CCT(controlled
clinical trial) of 33 reports were
included

Searched databases

MEDLINE, CENTRAL, OVID
MEDLINE, OVID Embase, OVID
PsychINFO.

Inclusion criteria

Study type:

All randomised controlled and

quasi-randomised controlled

studies, published and
unpublished

Participant type:

Children, adolescents and adults

diagnosed with Cystic Fibrosis,

Family members

(parents/siblings).

Intervention type:

. Included psychological
methods within the scope of
psychotherapeutic or
psychosomatic intervention.

e  Was facilitated by
psychologists,
psychotherapists or other
trained professionals under
supervision

. Main targets for
psychological interventions
are genetic screening for CF,
adherence to treatments,
coping or adapting to
prescribed treatments,
decision making, and
transition towards
independence

and/or family members (parents/siblings)) from
16 RCTs were included in this review.

Age:
Not reported

Sex:
Not reported

Type of intervention and control

Intervention

Cognitive behavioural interventions

e  Toimprove adherence (5 studies)

e  To improve psychosocial adjustment (1
study)

Cognitive interventions

e  To improve adherence (2 studies)

e  Associated with decision making (1
study)

Family systems or systemic

One psychological intervention for parenting a

child with chronic iliness.

Other interventions (6 studies)

. Self-hypnosis on psychological and
physiological functioning in children aged
7 to 18 (1 study)

o  Effectiveness of respiratory muscle
biofeedback technique used with
adolescents and adults (1 study).

o  Effectiveness of massage therapy in
school aged children (1 study).

e  The effectiveness of music therapy in
mothers and infants under 2 yrs. of age
(1 study).

e  Effectiveness of dance and movement
therapy in adult hospitalised patients (1
study).

e  Telemedicine sessions (1 study).

psychopathology
e  Adaptation to disease management
. Physiological outcomes
Only psychological and psychosocial outcomes for children are described.

Results (per outcome)

The studies included in this review were so diverse that pooling results became
impossible. A large number of different outcome measures were used and are described
for readability and clarity

Cognitive behavioural interventions t