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ABSTRACT

Introduction As adolescents with neurodisabilities near
adulthood, they and their caregivers will face the challenge
of transferring from paediatric to adult healthcare systems.
Despite the growing number of programmes designed

to support healthcare transitions, little is known about
practices that result in positive outcomes or how ethical
issues are addressed. The objective of this review is to
identify and document the ethical principles that may be
embedded in the vision of transitional care programmes
and to map ethical issues encountered in transitional

care as well as the strategies employed to recognise and
address these ethical issues.

Method and analysis We will document hidden and
explicit ethical principles and issues from empirical studies
on transition programmes for youth with neurodisabilities.
An initial framework developed through a content
extraction strategy will serve as a point of departure for
data analysis and will be iteratively refined through our
analytic process and with feedback from our stakeholders,
including youth with neurodisabilities and their families.
Findings will then be shared in different formats with
health and social services professionals, healthcare
decision and policymakers.

Dissemination Scoping review results will be shared

at key conferences and disseminated in peer-reviewed
publications as well as plain language summaries with
stakeholders and the general public. Opportunities will be
sought to discuss this project and its preliminary findings
with partners in the paediatric, adult healthcare and
rehabilitation communities comprising young people with
neurodisabilities, their families, clinicians, programme
managers and researchers.

INTRODUCTION

As they grow up and become adults, adoles-
cents with neurodisabilities (such as cere-
bral palsy, autism, Duchenne muscular
dystrophy or other conditions that impact
the neurological or neuromuscular systems)
and their parents and caregivers will face the
challenge of transferring from paediatric to
adult healthcare systems.' * In this scoping
review, we adopt a definition of neurodisabil-
ities developed through consultation with

Strengths and limitations of this study

» Repository of ethical visions and issues encountered
in transition programmes for young adults with
neurodisabilities.

» Informed by empirical literature as well as stake-
holder engagement.

» No quality assessment of studies.

a multidisciplinary group of health profes-
sionals and parents of children with neuro-
logical conditions' in our selection of studies.”
Healthcare transition has been defined as the
‘purposeful, planned movement of adoles-
cents and young adults with chronic physical
and medical conditions from child-centred
to adult-oriented healthcare systems that is
uninterrupted, coordinated, developmen-
tally appropriate, psychosocially sound and
comprehensive.”* Despite the growth of
healthcare transition programmes across
paediatric specialties, little is known about
‘transition practices that produce positive
outcomes™ ° in general, and more specifi-
cally, for youth with neurodisabilities.”

There is an increased interest in and neces-
sity to evaluate whether transition programmes
ensure a seamless transfer from paediatric to
adult healthcare systems.” ® ? For example,
little is known about how professionals
working in transitional care programmes
seek to understand the values of young adults
and their caregivers, place importance on

! Definition of neurodisability: neurodisability describes
a group of congenital or acquired long-term conditions
that are attributed to impairment of the brain and/or
neuromuscular system and create functional limitations.
A specific diagnosis may not be identified. Conditions
may vary over time, occur alone or in combination and
include a broad range of severity and complexity. The
impact may include difficulties with movement, cogni-
tion, hearing and vision, communication, emotion and
behaviour.”
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Anticipatory
and Abstract

Category of issue

Ethical issues
Ethical concerns

Ethical questions

Description

A potential stake that needs
discussion

A worrisome stake that needs
discussion and attention

A worrisome stake that needs
discussion, attention and be

A worrisome stake that needs
discussion, attention and be
answered and surmounted

A worrisome stake that needs
discussion, attention and be
answered and surmounted via a

A worrisome stake that needs
discussion, attention and be
answered, surmounted via a concrete
response taking into account specific

Example
Confidentiality

Confidentiality in discussing
sensitive information with parents

Should confidential information be
discussed with parents?

How can I surmount the challenge of
discussing confidential information
with parents?

How can I resolve the problem of
sharing confidential information with
parents?

How can I resolve the problem of
sharing confidential information with
parents in this concrete situation
composed of specific agents and a

agents and context involved

answered
Ethical challenges
Ethical problems

response
Ethically problematic
situations

Realized
and Concrete
Figure 1 Conceptualisation of categories of ethical issues.

understanding their interdependence and ensure that
their needs are integrated, developed and supported, in
order to facilitate a smooth transition,10 or whether and
how the assessment of patient values and preferences are
integrated in healthcare transition programmes.” The
importance of recognising ethical issues that emerge in
the clinical care of adolescents and young adults with
neurodisabilities has been identified as an imperative
to achieve purposeful practice goals such as the devel-
opment of autonomy and the preparation of youth and
their caregivers for decision-making.""

In the proposed scoping review, we will identify ethical
principles that may be embedded in the vision of tran-
sition programmes and will map ethical issues that have
been encountered in transitional care programmes.
In our review, we will focus on documenting practices
that support autonomy, respect preferences and capaci-
ties and facilitate new trusting relationships in the adult
systern.7 These latter issues can become particularly chal-
lenging for youth with significant impairments, dual diag-
noses and complex care needs.

In this review, we conceptualise ethical issues on a
continuum, spanning from ethically problematic situa-
tions that have occurred in practice and are documented
to more abstract ethical issues that are anticipatory in
nature (see figure 1 for categories of ethical issues).

context?

The literature documenting ethical issues and visions
in healthcare transitions is small, yet suggests research
questions. Among those are (A) issues related to the
gradual transfer of responsibility from parents/health-
care providers to youth and (B) explorations about how
autonomy is developed in a way that is both empowering
and satisfies and respects the capacities and preferences
of youth.7 In exploring the ethical visions and issues in
transitional care programmes we will pay attention to
the responsibilities of different stakeholders (ie, transi-
tioning youth, their parents/caregivers, paediatric and
adult physicians, and other healthcare and allied health-
care workers involved in delivering care) as well as various
practical considerations about the timing, preparation
and relational aspects of supporting the development
of youths’ autonomy and decision-making capacities.
Moreover, we will search for hints in the literature about
the processes through which preferences and values are
solicited, and how services are delivered and evaluated.
In doing so, we seek to reveal the implicit and explicit
strategies that focus on patient and family values and
preferences that may be embedded in transitional care
programmes.

To our knowledge, no previous work has been carried
out in a systematic way to map the explicit and implicit
ways in which healthcare transition programmes address

2

Bogossian A, et al. BMJ Open 2018;8:€020914. doi:10.1136/bmjopen-2017-020914



ethical issues. The objective of this project is to map
implicit and explicit ethical issues within a body of empir-
ical work on transitional care with youth with neurodis-
abilities in order to identify common themes, promising
strategies and knowledge gaps. A scoping review of this
kind has the potential to reveal hidden ethical issues in
the delivery of transitional care services that may under-
mine the goals of the programme such that adolescents
and young adults and their families leave paediatric
services with little support to guide the next steps of their
care. It can also provide valuable information about how
certain visions and practices may challenge or facilitate a
successful transition that respects the values and prefer-
ences of young adults with neurodisabilities.

METHODS AND ANALYSIS

Scoping review protocol design

For this review, a methodological framework for scoping
reviews will be applied.'*"” Our guiding definition for this
scoping review follows Colquhoun et al,” who propose
that scoping reviews are ‘a form of knowledge synthesis
that addresses an exploratory research question aimed
at mapping key concepts, types of evidence, and gaps
in research related to a defined area or field by system-
atically searching, selecting, and synthesizing existing
knowledge’ (p 4). In line with common goals of scoping
reviews, this review has been designed ‘to examine the
extent, range and nature of research activity; this type of
review might not describe research findings in any detail
but is a useful way of mapping fields of study where it is
difficult to visualize the range of material that might be
available’ (p 21)."" Moreover, as one of our main goals is
to develop a repository of knowledge that can be useful
for clinicians and programme managers in transitional
care, we appreciate that scoping reviews are useful for
summarising and disseminating research findings to poli-
cymakers, practitioners and consumers.

Following Arksey and O’Malley’s foundational frame-
work, our work will consist of the following main stages:
(A) identifying the research question; (B) identifying
relevant studies; (C) study selection; (D) charting the
data; and (E) collating, summarising and reporting the
results. Finally, we will incorporate a sixth optional step'*
as preliminary findings will be shared with stakeholders
for the purposes of consultation, knowledge transfer and
exchange.

Stage 1: identifying the research question

The preliminary research questions listed below provide

an initial roadmap for the stages that follow and will guide

this scoping review:

1. What ethical values and principles are explicitly or
implicitly embedded in the vision of transitional care
programmes (eg, what guiding values, goals and prin-
ciples are embedded in transitional care programmes
that have ethical implications or that address ethical
issues)?

Box1 Terms selected for the development of the search
filters by category

MeSH terms for main concepts

continuity of patient care [MeSH Terms]; transition to adult care [MeSH
Terms]; adolescent [MeSH Terms]; ethics [MeSH Terms]; personal au-
tonomy [MeSH Terms]; patient preference [MeSH Terms]; patient par-
ticipation [MeSH Terms]

Non-MeSH terms

continuity of care [Text Word]; transitional care [Text Word)], transition to
adult care [Text Word]; autonomy [Text Word]; preference [Text Word];
self-determination [Text Word]; empower [Text Word]; ethic* [Text
Word]; youth [Text Word] adolesc* [Text Word]

Other MeSH terms
ethics [MeSH Subheading]

Combination of MeSH terms with other terms

((((((((continuity of patient care [MeSH Terms]) OR continuity of care [Text
Word]) OR transitional care Text Work)) OR transition to adult care [Text
Word]) OR "transition to adult care" [MeSH Terms])) AND (((((ado-
lescent [MeSH Terms]) AND youth [Text Word]) AND adolesc*)) AND
((((((continuity of patient care [MeSH Terms]) OR continuity of care [Text
Word]) OR transitional care)) OR transition to adult care [Text Word])
OR “transition to adult care” [MeSH Terms]))) AND ((((((((((ethics [MeSH
Subheading]) OR ethics [MeSH Terms]) OR “personal autonomy” [MeSH
Terms]) OR “patient preference” [MeSH Terms]) OR patient partici-
pation [MeSH Terms]) OR autonomy [Text Word]) OR preference [Text
Word]) OR self-determination [Text Word]) OR empower [Text Word]) OR
ethic*[Text Word])

2. What ethical values and principles are embedded in
service delivery guidelines of transitional care pro-
grammes (eg, what ethical principles are described in
the process of delivery of service)?

3. Which ethical issues have been encountered in transi-
tional care?

4. What strategies have been employed to recognise and

address ethical issues in transitional care?

. What key policy and practice recommendations can be

identified from this knowledge synthesis?

[&8

Stage 2: identifying relevant studies

To develop our search strategy, we consulted with a
librarian at McGill University who has specialised exper-
tise and a publication record on knowledge synthesis
methods. The search strategy was developed based on
keywords and index terms related to transitional care
programmes and ethics in PubMed based on Medical
Subject Headings (MeSH) terms (see box 1).

A literature search will be conducted to identify rele-
vant studies published in English and French published
between the years 1980 and 2018 and focused on paedi-
atric to adult healthcare transitional care programmes.
Studies will be identified through a search of academic
databases including PsycINFO, CINHAL (Cumulative
Index to Nursing and Allied Health Research), Ovid
EMBASE (Excerpta Medica Database), ISTWeb of Science,
Ovid MEDLINE and Scopus. Keywords and index terms
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will be adapted to match naming conventions of various
electronic databases.

Stage 3: study selection

Studies will be imported from the scholarly databases into
EndNote and into an MS Excel file and will undergo two
levels of screening. The first level of screening (initial
screening) will consist of a review of study titles and
abstracts and will be performed by a research assistant
using Rayyan,'® a web and mobile application for system-
atic reviews. Inclusion criteria for the initial screening will
be as follows: (A) the study is about paediatric to adult
healthcare transition; (B) the paper is a full report (opin-
ions, editorial, conference abstract and reviews to be
excluded); (C) the study is about youth and adolescents,
their caregivers and members of their families, health-
care providers, programme managers and policymakers;
(D) published in English or French. Each article will be
coded: (0) exclude; (1) include; or (2) unclear. If a study
is coded as unclear from the study title and abstract, the
first author and research assistant will try to resolve the
coding by consensus. If disagreement persists, the last
coauthor (ER) will weigh in.

Study selection method

Full-text articles will be assessed for eligibility in the
scoping review. The first author and a research assistant
will conduct screening of full-text articles. Discrepancies
will be resolved by consensus. If disagreement persists,
the last coauthor (ER) will weigh in.

Stage 4: charting the data

Conceptual framework

Prior to commencing the proposed scooping review, we
developed a framework, entitled ‘Integrative Framework
of Ethics in Transitional Care’ (online supplementary
file), through a dedicated content extraction strategy to
serve as a point of departure and a guide for the coding
and mapping of ethical principles related to transitional
care, tensions that may emerge in practice and proposed
strategies and/or duties to address challenges in practice.
The framework synthesises fundamental challenges iden-
tified in the literature on ethics in transitions from paedi-
atric to adult healthcare and serves to guide the extraction
of data in studies in order to: (1) identify and characterise
ethical principles in transitional care based on empirical
studies on transition programme, and (2) identify and
characterise ethical tensions that may emerge in transi-
tional care programmes and documented examples of
suggested strategies to address those. This framework
will be iteratively refined and further developed as we
conduct the scoping review.

A data extraction form, developed in Microsoft Excel,
will be used to chart key study information and relevant
content. Two reviewers will test the utility of the form on a
random sample of 10 studies and the form will be revised
iteratively. We will record bibliographic information (eg,
author(s); year of publication; origin/country of study) and

study characteristics (eg, aims/purpose of the study; study
population; methods/methodology; outcomes and details
of outcome (eg, measures)). We will also record additional
information about aspects of the study design related to
stakeholder involvement in the research design. Guided
by the Integrative Framework of Ethics in Transitional
Care Programs, we will record and classify key information
that relates to the scoping review questions: (1) key ethical
principles embedded in the vision of the programmes
(see guiding conceptual framework on ethical principles
relevant to healthcare transition programmes); (2) key
ethical principles embedded in service delivery guidelines;
(8) key ethical issues reported/encountered by health-
care professionals; (4) key strategies developed to address
ethical issues, and (5) key policy and practice recommen-
dations. We will continue to build and refine the framework
through the data extraction/collection process and stake-
holder engagement.

Stage 5: collating, summarising and reporting the results

Results of the literature search and study screening will be
presented in a flow chart that will outline the review deci-
sion process.'” The study characteristics outlined above will
be presented both in diagrammatic/tabular and narrative
form. Key findings related to the research questions will
be organised by key themes, trends or patterns following
the principles associated with the refined conceptual
framework.

Stage 6: consultation

Patient and public involvement

The development of the research questions for this scoping
review did not involve patients or the public. However,
consultation is an integral part of this project. In their
original methods paper, Arksey and O’Malley"” suggest
that consultation is an optional stage in the scoping review
process; however, in Levac et als'* study this final stage is
considered to be a valuable knowledge transfer mecha-
nism. As the goal of our work is to identify gaps in service
delivery and to recommend practice improvement, we
will include this stage in the review to ensure that find-
ings from our review are presented in such a way that they
have clinical usefulness and relevance. Outreach efforts
will be made to develop an advisory/consultation group
comprising key stakeholders including people with lived
experience of transitions such as youth in transition, their
parents, researchers, clinicians and programme managers

and policymakers.

DISSEMINATION

Scoping review results (both preliminary and final) will be
disseminated in peerreviewed publications but will also be
presented at key conferences such as the annual meetings of
the Canadian Bioethics Society, the American Academy of Cerebral
Palsy and Developmental Medicine and the American Society for
Bioethics and Humanities. We will also seek out other oppor-
tunities to discuss this project and its preliminary findings
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with partners in the paediatric setting, adult healthcare and
rehabilitation communities comprising young adults, fami-
lies, clinicians, programme manager and researchers.

CONCLUSION

The improvement of transitional care delivery has been
identified as a focal point among paediatric healthcare
service providers and administrators, given what is at stake
for maintaining the health and well-being of youth in
their care. Within the burgeoning literature documenting
processes and experiences of transitional care, limited
attention has been paid to the ethical issues encountered by
healthcare providers, youth and their caregivers during this
period of intense change and shifting responsibilities. This
is surprising given the significant social and ethical impli-
cations that transitions into adulthood represent for the
emerging autonomy and moral agency of youth with neuro-
disabilities and their families. The transition of healthcare
also has implications on principles of trust between service
users that are important to nurture when changing service
providers.

We propose a protocol to undertake a scoping review of
the literature on transitional care with an eye to, notably,
document the ethical principles embedded in the vision of
transitional care programmes, the ethical issues encoun-
tered in transitional care and the strategies employed to
recognise and address these ethical issues. The resulting
review should highlight these important aspects of clin-
ical practice and health service delivery, ideally yielding a
preliminary, literature-based, repository of policy and prac-
tice recommendations that can be of use to researchers and
health system administrators. In subsequent phases of our
research, we will use the evidence gathered in this review to
develop ethics-informed tools and then test their usability
and utility in a participatory action research project in
collaboration with key stakeholders.
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