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Abstract

Cancer is the leading cause of disease-related death for adolescents and young adults (AYAS) in
the United States. Parents of AYAs with life-threatening illnesses have expressed the desire to talk
to their children about end of life (EOL) care, yet, like caregivers of adult patients, struggle to
initiate this conversation. Building Evidence for Effective Palliative/End of Life Care for Teens
with Canceris a longitudinal, randomized, controlled, single-blinded clinical trial aimed at
evaluating the efficacy of FAmily CEntered disease-specific advance care planning (ACP) for
teens with cancer (FACE-TC). A total of 130 dyads (260 subjects) composed of AYAs 14-20 years
old with cancer and their family decision maker (>18 years old) will be recruited from pediatric
oncology programs at Akron Children’s Hospital and St. Jude Children’s Research Hospital.
Dyads will be randomized to either the FACE-TC intervention or Treatment as Usual (TAU)
control. FACE-TC intervention dyads will complete three 60-minute ACP sessions held at weekly
intervals. Follow-up data will be collected at 3, 6, 12, and 18 months post-intervention by a
blinded research assistant (RA). The effects of FACE-TC on patient-family congruence in
treatment preferences, quality of life (QOL), and advance directive completion will be analyzed.
FACE-TC is an evidenced-based and patient-centered intervention that considers QOL and EOL
care according to the AYA’s representation of illness. The family is involved in the ACP process to
facilitate shared decision making, increase understanding of the AYA’s preferences, and make a
commitment to honor the AYA’s wishes.
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Introduction

ACP is the process of preparing for future medical decision-making using a series of
conversations about goals of care between an individual and their surrogate decision-maker
[1]. Ideally, it is initiated early in the course of a serious illness and is ongoing to reflect any
updates about the patient’s wishes. ACP provides an extra level of support for patients, their
families, and their treating physicians. ACP involves (1) designation of a surrogate decision
maker, heretofore referred to as family (a person who will make medical decisions for a
patient if the patient cannot express their own preferences or cannot do so by law because
they are too young); (2) discussions of goals of care in the context of disease specific
hypothetical situations that might occur in the future if disease progresses; and (3)
documentation of goals of care, especially for situations involving diagnostic uncertainty.

Failure to engage in ACP conversations with adult patients is associated with aggressive
EOL care, which may be unwanted; decreased use of hospice and palliative care services;
increased hospitalizations; decreased patient-family congruence regarding treatment
preferences, decreased compliance with patient’s wishes for EOL care, and decreased
quality of EOL care [2-5]. Completing ACP discussions, on the other hand, results in less
conflict, anxiety, depression and distress for patients, families and medical staff [6-11].

Parents of AYAs with life-threatening and life-limiting illnesses have expressed the desire to
talk to their children about EOL care, yet, like caregivers of adult patients, struggle to
initiate this conversation [12, 13]. Pediatric ACP (pACP) is sometimes avoided because it is
thought that only a physician should initiate such conversations and that these discussions
would be especially distressing to younger patients [14, 15]. However, a recent two-arm
randomized controlled trial conducted at five urban hospitals has shown that ACP with
AYA:s is feasible and not psychologically harmful in the HIV/AIDS population [10]. A
second two-arm randomized controlled pilot study has shown similar results in a cancer
population [5]. Given that cancer is the leading cause of disease-related death for AYAs in
the United States, AYAs with cancer represent an important population with whom to extend
this research [9, 12, 13, 16-18].

Objectives of the FACE-TC ACP Study

The FACE-TC project involves a dyadic interview with both AYAs and a family decision
maker, where participants will complete a facilitated conversation about values and goals of
care, as well as concerns, fears and hopes for the future. The primary purposes of the study
are to give AYAs with cancer a voice in the present if they cannot speak for themselves in
the future, to ensure that families know what AYAs would want in a bad outcome situation,
and to explore if the care desired is the care received for those AYAs who die during the
study.
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Study design

Overview—This study is a prospective, longitudinal, two-arm, randomized, controlled,
single-blinded, clinical trial (RCCT) with an intent-to-treat design. Data will be collected
during baseline and study intervention, as well as 3, 6, 12, and 18 months post-intervention.
Dyads (N=130 dyads; 260 subjects), composed of AYAs with cancer and their family
decision maker, will be enrolled and randomized to either the FACE-TC intervention (N=87
dyads) or TAU control (N=43 dyads) at a 2:1 ratio, because of the demonstrated benefits of
pACP in our previous studies [4, 5, 8-10]. Estimating there will be up to 30% attrition, our
goal is to have complete data through the 18 month visit for 91 dyads (N=182 subjects). A
visualization of the study visits (Figure 1) and the Consort Diagram (Figure 2) provide
details of enrollment, randomization, arm allocation, and follow-up. We estimate that
approximately 40% of the sample will be minorities, including African-American, Hispanic-
Latino, or Asian participants, and approximately 50% of the sample will be female.

Sites—Participants will be recruited from the established pediatric oncology and palliative
care programs at Akron Children’s Hospital and St. Jude Children’s Research Hospital, from
which we have created our interdisciplinary study team. Approximately 520 AYAs ages 14—
20 years utilize these oncology programs per year, so we anticipate meeting our enrollment
goal of 130 dyads. Given this goal, we will have adequate statistical power to conduct our
analyses and generalize our findings (see Sample Size and Power section for details). Block
randomization by study site will control for site-specific effects. Children’s National Health
System will serve as the coordinating center only, as FACE-TC was pilot tested at this
location thereby creating potential contamination effects at the site.

Research Team—Each site has a Co-Investigator, blinded RA-Assessor, RA-
Interventionist, and a Clinical Coordinator. Site Co-Investigators will provide weekly
supervision to study staff during scheduled meetings and help maintain recruitment goals,
participant retention, safety of subjects, and fidelity to the protocol. A three-day training will
be conducted for study staff prior to opening enrollment. After training in the research
protocol, the RA-Interventionists and RA-Assessors will be responsible for participant
recruitment, enrollment, and baseline data collection. The RA-Interventionists have been
certified in the Respecting Choices ACP program as facilitators and will administer the
intervention sessions. Only the blinded RA-Assessor will administer post-randomization
outcomes assessments.

Booster training sessions will be held for study staff as needed. As the Coordinating Center,
Children’s National staff designed and will maintain the database using the Research
Electronic Data Capture System (REDCap) (https://catalyst.harvard.edu/services/redcap/),
perform data quality checks, and be responsible for the statistical analyses. Staff at
Children’s National will also help ensure the two sites maintain fidelity to the protocol and
regulatory compliance through monthly conference calls and twice yearly site monitoring
visits during study intervention implementation.

Enrollment of Participant Dyads—For AYAs <18 years, the enrolled family member
will be their parent or legal guardian. For AYAs 18-20 years, the enrolled family member
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will be an adult, 18 years or older, of their choosing. We ask AYAs 18-20 years to consider
these criteria in choosing a family decision maker: (1) Is the person willing to be a
surrogate? Sometimes even the most trusting and loving people would find this role difficult;
(2) Do you trust the person to know your views and be willing to talk with you?; (3) Is the
person able to follow through and honor your wishes, even if they might not agree with your
choices?; and (4) Can the person make decisions under sometimes stressful and difficult
situations? Participants will commit to stay in the study regardless of the group to which
they are randomly assigned.

Safety of Minors, AYAs and Families—The study has been approved by the three
participating sites’ Institutional Review Boards and will be reviewed bi-annually by a study-
specific Safety Monitoring Committee, in keeping with the guidelines of the funding agency;,
the National Institute of Nursing Research at the National Institutes of Health. Additional
policies and procedures have been put into place to ensure the safety of the minors and
AYAs involved in this study. Inclusion and exclusion criteria have been created to protect
and exclude those AYAs or families with cognitive or developmental impairment, clinically
significant depression, suicidal or homicidal thoughts, psychasis, or who are in the foster
system. AYAs 18 years or older will provide informed, written consent. AYAs under the age
of 18 will be required to provide informed, written assent along with obtaining their legal
guardian’s consent to participate. The definitions of an adverse event and serious adverse
event have been operationalized for this study using guidance from the Coordinating
Center’s Institutional Review Board, the Safety Monitoring Committee, and our pilot study
experience (Table 1).

Eligibility, Recruitment, Consent and Randomization—After consulting with a
patient’s primary oncology provider, RAs will approach potentially eligible patients in the
oncology clinic. Primary providers are not present during the approach, to prevent the
perception of coercion. AYAs and family decision makers who are interested in participating
will complete written informed consent and/or assent forms with the RAs, either at the time
of approach or at the next medical visit if they want additional time to consider participation.
Eligibility is verified during a screening session using the inclusion and exclusion criteria
outlined below (Table 2). Consent and screening take approximately 45 minutes in total per
person (AYA and family decision maker).

Once the two members of the dyad have consented and are deemed eligible, the RA
administers baseline questionnaires to the AYA and the family decision maker separately.
Baseline questionnaires may be administered on the same day as screening and consent if
this is convenient for the AYA and family decision maker, but may also be scheduled the
following week. Baseline takes approximately 60 minutes per person. At this time, all study
participants will receive ACP information in the form of the booklet, Caring Decisions [19].

After completion of the baseline assessment, randomization will occur in REDCap. Dyads
will be randomized to the FACE-TC ACP intervention or TAU control group using a 2:1
ratio, blocking by study site. If randomized to the intervention group, RAs assigned to
conduct the intervention will schedule three 60-90 minute sessions with the participants

Contemp Clin Trials. Author manuscript; available in PMC 2018 November 01.



1duosnuen Joyiny 1duosnuey Joyiny 1duosnue Joyiny

1duosnuen Joyiny

Curtin et al.

Page 5

held one week apart. If randomized to the TAU control group, participants will not complete
these sessions.

FACE-TC ACP Intervention—The FACE-TC intervention is a theoretically informed
dyadic interview involving both the AYA and family surrogate decision maker. Using
community-based participatory research, we adapted and developed FACE-TC in
collaboration with AYAs patients living with cancer, their families, their oncologists,
neurologists, and a palliative care specialist. FACE-TC Session Two was developed in
collaboration with Linda Briggs and colleagues, who create disease-specific ACP models for
adult patients with serious illnesses such as cancer and kidney failure called Next Steps:
Respecting Choices® [11, 20, 21].

FACE-TC is based on Donovan and Ward’s Representational Approach to Patient Education
[22], as well as Leventhal’s theory of Iliness Representation [23] and Lazarus and
Folkman’s Stress and Coping Theory [24] (Figure 3). According to Levanthal, an illness
representation is a set of thoughts that a person has about a health problem (whether
medically accurate or not) [23]. The illness representation has five dimensions - identity,
cause, time-line, consequences and cure/control - which are incorporated into the Respecting
Choices interview. Iliness representation (resulting from patient or caregiver appraisal of the
patient’s disease condition) elicits either emotion-focused or problem-focused coping, which
ultimately influences appraisal [24]. Conducted in a dyadic format with a certified
facilitator, this developmentally and culturally appropriate intervention provides AYAs with
a sense of control in a low control situation.

The FACE-TC ACP intervention involves three sessions (Table 3). In Session One, AYAs
and family decision makers separately complete the Lyon FAmily CEntered Advance Care
Planning Survey®©. The RA-Interventionist reads the survey questions aloud and records the
participant’s responses directly into the REDCap data base by laptop computer. This
approach, compared to a paper or electronic survey completed by the participants on their
own, eliminates any concerns about literacy or visual impairment, serves as an effective
engagement strategy, and allows for monitoring of the participant’s emotional reaction. The
purpose of the survey is to introduce the intervention dyads to ACP topics that will be
discussed during Session Two (i.e., “breaks the ice™), and to initially assess the degree to
which the family knows the AYA’s values, beliefs and attitudes about death, dying and EOL
care treatment preferences.

The following week the dyad meets with the RA-Interventionist to complete Session Two
together, the Next Steps. Advance Care Planning Respecting Choices Interview Tool for
Teens©. The RA-Interventionist facilitates a conversation about EOL decision making
between the AYA and family decision maker, where the AYA can express their goals and
values for treatment as well as fears and concerns, and hopes for the future. The purpose of
this session is to understand the AYA’s wishes for future medical care and to facilitate
discussion between the AYA and their family, so that the family knows what the AYA would
want and so they have an opportunity to discuss the benefits and burdens of the different
treatment choices. In addition, the family decision maker is asked if they will agree to honor
the AYA'’s treatment preferences. If there is disagreement between the AYA and the family
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that cannot be resolved during the session, they are referred to either the study site’s
chaplain or ethicist, where they can engage in further discussions to help increase
congruence in treatment preferences. With participant permission, Session Two is audio or
video-taped so the Principal Investigator (Lyon) and Co-Investigator (Briggs) can maintain
fidelity of the intervention protocol by reviewing the session. Immediately following Session
Two, the dyad separately completes a Statement of Treatment Preferences (SoTP) tool with
the blinded RA-Assessor. The SoTP reviews 4 different cancer-related EOL situations with
varying prognostic certainty and QOL outcomes. Participants are then asked to select
options related to wishes for pursuing all treatments, allowing natural death, or letting others
decide. There is also a “Don’t Know” option. At this time, a questionnaire assessing
satisfaction with study participation is filled out with the RA-Assessor by each member of
the dyad.

One week later, the dyad meets with the RA-Interventionist to complete Session Three
together, filling out the Five Wishes© document. Five Wishes is an advance directive that is
considered a legal document in 42 states and the District of Columbia. The AYA can express
how they want to be treated if they are seriously ill and cannot communicate. In addition to
medical needs, Five Wishes addresses personal, emotional and spiritual domains, and
establishes the identity of the family decision maker.

After completion of Session Three, the RA-Interventionist places the Five Wishes and SoTP
in the patient’s Electronic Health Record (EHR) to provide legal documentation for medical
preferences. The RA-Interventionist also notifies the patient’s primary oncology provider via
a Health Insurance Privacy and Portability Act compliant email that includes a brief
summary of the Respecting Choices Interview, whether or not there was any conflict or
questions the patient had, and a copy of the SoTP and Five Wishes document for their
record.

TAU Control—The TAU Control also follows a dyadic approach, with the AYA’s parent/
guardian (if AYA is <18 years) or an adult of the AYA’s choosing (if AYA is 18-20 years)
participating as the family decision maker. TAU Control participants do not receive the ACP
intervention, but they do receive the Caring Decisions information booklet given to all study
participants at baseline [19]. They do not have a Session One, Two or Three as in the FACE-
TC group; however they do meet separately with the blinded RA-Assessor two weeks post-
baseline to complete the SOTP and the Satisfaction Questionnaire.

Follow Up Visits—All participants, regardless of randomization, complete follow-up
assessments 3, 6, 12, and 18 months post-baseline, scheduled with the blinded RA (Table 4).
These visits take approximately 60 minutes.

Death of Study Subject—If a participant passes away during the course of the study, the
study team is notified. Follow up visits with the family will not continue. For these
participants, data will be extracted from the EHR for the 30 days prior to death by a trained
blinded data abstractor. The data will be analyzed to determine if medical care at EOL was
consistent with patient wishes for goals of care as documented in the medical record.
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Aims and Hypotheses

Aim 1: To evaluate the efficacy of FACE-TC on patient-family congruence in
treatment preferences—Congruence between AYAs and their family decision maker
will be assessed across 18 months. The aim of congruence is to ensure that AYAs have a
voice in their medical treatment and the family, should the AYAs no longer be able to speak
for themselves, knows what the patient wants and has made a commitment to honor the
patient’s wishes. We hypothesize that FACE-TC participants will maintain better congruence
over time, as compared to controls. Development of congruence may not be homogenous,
but FACE-TC may influence the pattern of congruence development. We will use innovative
statistical methods to determine whether there are subpopulations of AYA/family dyads with
respect to longitudinal congruence in treatment preferences, rather than assume homogeneity
across time among study AYA/family dyads, which has been the traditional approach.

Aim 2: To evaluate efficacy of FACE-TC on AYA patient QOL (pain/fatigue,
psychological, spiritual/existential, meaning/purpose, and peace) and family
QOL (psychological, spiritual/existential) —We hypothesize that FACE-TC
participants will report higher or greater improvement in QOL, compared to controls.

Aim 3: To evaluate the efficacy of FACE-TC on early completion of pACP goals
of care and advance directives such as advance planning of EOL care—We
hypothesize that FACE-TC participants will be more likely to have completed goals of care
and advance directive documents in their medical records at 18 month follow up compared
to controls.

Exploratory Aim: Among the AYAs who die during the course of this study, we
will explore if FACE-TC improved the match between patients’ goals of care
and the medical care received at the EOL—If AYA participants die during the course
of the study, we will retrieve information from the EHR to determine the medical care
received at EOL. We hypothesize that participants in the FACE-TC group will have greater
congruence between documented patient wishes for goals of care in the EHR and actual
medical care received at EOL.

Data Analysis

Statistical analyses will use the following primary outcomes: SoTP, Patient-Reported
Outcomes Measurement Information System Short Forms (PROMIS-SF measures), Beck
Depression Inventory-11 (BDI-11), Functional Assessment of Chronic Illiness Therapy-
Spiritual Well-being Scale 1V (FACIT-Sp 1V), Family Appraisal of Caregiving Questionnaire
(FACQ); and time-varying covariates: Brief Multidimensional Measure of Religiousness/
Spirituality-adapted (BMMRS-adapted). We will also assess the following time-invariant
covariates: age, gender, race, ethnicity, time passed since initial diagnosis, education level,
socioeconomic position, and study site. A variety of statistical methods, including
descriptive statistics, logistic regression, latent growth model (LGM), and growth mixture
model (GMM) will be used for data analysis in order to achieve the proposed analytical
aims. Prior to parametric testing, scale reliabilities for multi-item measures (e.g., pain/
fatigue, child and parent psychological well-being, spiritual/religious measures) will be
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assessed using Cronbach’s a and their composite scores will be used for data analyses. All
hypotheses will be tested at an alpha level of 0.05.

Analytical Plans

Aim 1: Congruence in decision-making for medical treatment will be tested based on
agreement (i.e., both patient and his/her family choose the same option) on the responses
from SoTP. Kappa coefficients will be applied to assess chance-adjusted agreement between
patient and family responses. Change in Kappa coefficient (congruence improvement) from
baseline to each follow-up time point during the study period will be tested using
bootstrapping technique [25, 26, 27]. The LGM with categorical outcomes will be used to
test Aim 1, i.e., FACE-TC participants will have a higher congruence rate over time [28-30].
In the LGM, we will set time scores, except those for identification purpose, as free
parameters to let the shape of growth trajectory be determined by data [31]. As such, the
congruence development trajectory would have an empirically based nonlinear shape,
instead of assuming a linear or nonlinear polynomial function (e.g., quadratic or cubic). We
will apply the GMM to test heterogeneity of congruence development trajectories and
identify possible patterns of congruence in development trajectories in the full sample [32—
34]. Bayesian Information Criterion (BIC), Akaike Information Criterion (AIC), Lo-
Mendel-Rubin likelihood ratio (LMR LR), the adjusted LMR LR test, and the bootstrap
likelihood ratio test (BLRT) will be used for model comparison and identification of the
optimal number of trajectory groups in the GMM. The latent class variable estimated from
the GMM captures the pattern of congruence development trajectories. Time-invariant
covariates (e.g., demographics including gender, race, ethnicity) will be used to predict the
memberships of the latent trajectory groups; and time-varying covariates (e.g. religion/
religious beliefs using BMMRS-adapted) will be included to predict the level of congruence
at different time points. To further explore Aim 1 we will regress the latent growth slope
factor and the latent class variable on FACE-TC intervention data, controlling for covariates
in the GMM to assess (1) how FACE-TC would affect the membership of the latent classes
of congruence development; and (2) how the effect of FACE-TC on congruence changes
over time vary across the latent trajectory classes.

Aim 2: The LGM and GMM models proposed for evaluating Aim 1 can be readily applied
to evaluate Aim 2 where the outcome measures are continuous variables. When examining
the effects of FACE-TC on QOL for AYAs with cancer (PROMIS-SF measures of pain/
fatigue, anxiety depressive symptoms, FACIT-Sp 1V) and their families (BDI-I1, FACIT-Sp
1V), socio-demographics will be controlled as time-invariant covariates, while time-varying
covariates (e.g., religion/religious beliefs using BMMRS-adapted) will be included in the
model to predict measures of QOL at different time points. In addition, family anxiety/
depression measured at the end of the study period (i.e., 18 months post-intervention) will be
included as a distal outcome in the GMM models, and how this distal outcome is associated
with the patterns of the developmental trajectories of AYA QOL will be assessed. The GMM
model will be used to examine growth trajectories of multiple QOL outcomes, respectively.
When multiple hypotheses of intervention effects on the growth trajectories of different
QOL measures are tested, Bonferroni correction will be applied to exert a stringent control
over false discovery [35].
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The LGM and GMM models will be implemented in Mplus [36]. When running GMM, we
will check the class allocation consistency in the models to ensure that class membership
remains basically unchanged after covariates and/or distal outcome are included. Otherwise,
the 3-step procedure will be employed to take into account the measurement error in most
likely class membership [37]. Further, we will impute the plausible values of each latent
variable (e.g., latent growth factors in LGM, latent class variable in GMM) using Bayesian
approach and save them as “observed” variables for further statistical analysis [38]. Ten
plausible value data sets will be imputed and each of them will be merged with the original
data set to generate ten new data sets that will be analyzed in subsequent models just like
multiple imputations data sets using Rubin’s method [39].

As attrition is inevitable in longitudinal studies, a robust model estimator (e.g., MLR) using
full information maximum likelihood will be used for model estimation. Importantly,
missing at random, instead of missing completely at random, can be assumed in MLR.
Missing at random is a plausible assumption that allows missingness to be dependent on
observed measures like intervention assignment (e.g., participants in the control group may
be more likely to drop out).

Aim 3: First, we will use the two-proportion z-test to test the differences in proportions of
completion of an advance directive (e.g., Five Wishes) between FACE-TC and control
groups. Then logistic regressions will be used to control for socio-demographics. Interaction
between intervention and ethnicity will be included in the models to test ethnic disparity in
regard to intervention efficacy.

Exploratory Aim: We will explore if FACE-TC improves the match between patients’ goals
of care and the medical care received at the EOL among the AYAs who may die (about 25%
of the sample). Descriptive statistics will be used to estimate the frequencies of the study
variables. Chi-square statistics with Fisher Exact tests will be used to assess the difference in
the match between FACE-TC and controls; and exact logistic regression will be applied to
examine the effect of FACE-TC on such a match, controlling for covariates.

Sample Size and Power: Usually, the power of a statistical test depends upon significance
level, sample size, and effect size of the exposure variable [40]. However, in longitudinal
studies, the number of repeated measurements plays an important role in statistical power
because there is a tradeoff between the sample size and the number of repeated
measurements [41]. The statistical power of longitudinal data analyses is, therefore,
strengthened by the presence of up to five repeated measures in our proposed study. For
continuous outcomes with a modest observation autocorrelation (p =0.20) and moderate
effect size (A=0.35), the estimated sample size to achieve a power of 0.80 at a=0.05 level
and detect a moderate effect size (A=0.35) is about N=76 individuals at each of the five
observation time points. For binary outcomes, a sample size of N=70 can achieve a power of
0.80 to detect a moderate response probability difference of d=0.17 given p=0.20.

In our pilot study, the average difference in rate of congruence between the intervention and
control groups was 27.2% across all situations of the SOTP among AYAs with cancer. As
such, assuming up to 30% attrition, our proposed sample of N=130 dyads will ensure a large
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enough statistical power for our proposed longitudinal analyses on patient data and family
data, respectively. For the cross-sectional logistic regression model proposed to evaluate
Aim Three, a sample size of N=100 would achieve a power of 0.83 at a=0.05 level to detect
an odds ratio of four in regard to having a SoTP or completion of an advance directive (e.g.,
Five Wishes). The results of our pilot study show that everyone in the intervention group had
completed Five Wishes, while almost none in the control group had completed any advance
directive document, indicating that the corresponding odds ratio is much larger than four.
Therefore, our proposed sample size of 130 AYAs and 130 family decision makers will
ensure a large enough power for evaluating Aim 3.

Discussion

FACE-TC has advantages over the current treatment as usual, which offers little to no
support for facilitating EOL conversations with AYAs and can lead to deficits in the delivery
of quality EOL care and lack of documentation concerning treatment preferences and goals
of care. FACE-TC provides the opportunity for families and AYAs to participate in: (1)
shared decision making in a safe environment [42]; (2) evidence-based ACP [43]; (3)
disease-specific ACP [43]; (4) ACP rooted in theories of self-regulation and illness
representation [22—24]; and (5) alerts the patient’s health care provider of advance directive
completion.

FACE-TC is a patient-centered approach about goals of care, where the facilitator is trained
to respect and honor patient values, even if they are different than their own. To ensure the
most favorable outcomes with regard to recruitment, and that study staff are comfortable
approaching and working with participants, training for the RA-Interventionists involved
multiple opportunities for role play and practice. In addition, fidelity to the protocol is
monitored through the use of video-taped and Principal Investigator-reviewed intervention
sessions. For those individuals who are approached but decide not to participate, we will
collect demographic data and information about the reason for declining to participate in
order to check for selection bias during recruitment. Lastly, since this is a dyadic study, it is
possible that an AYA may want to participate but their family member is not willing or vice-
versa. All instances of individuals who decline to participate are documented, so at the
conclusion of the study we will determine if any cases of failure to participate were due to
one party in the dyad being unwilling.

Conclusion

This study will produce replicable, evidence-based information about pACP. The FACE-TC
intervention is patient and family-centered. It considers QOL and EOL care according to the
patient’s representation of illness, dying, and death. The family is involved in the ACP
process to facilitate shared decision making, increase understanding of the AYA’s
preferences, and make a commitment to honor the AYA’s wishes.
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¢ Baseline: Initial Screening/Enrollment/Secondary
Screening/Randomization

¢ Session 1: Lyon FACE-TC Advance Care Planning (FACE AYA and F) - 60-90
minute conversation

* Session 2: 1.) Respecting Choices Interview (FACE AYA and F); 2.) RA
Assessor SoTP, QOL, and Satisfaction Questionnaire (FACE & TAU AYA and F) |

* Session 3: Five Wishes (FACE AYA and F)

* 3- month Follow Up Visit

* 6- month Follow Up Visit

¢ 12-month Follow Up Visit

¢ 18-month Follow Up Visit

€E€CCCECCE

Figure 1.
FACE-TC Study Visit Visualization

Key: FACE AYA= adolescent/young adult patient in intervention; TAU AYA=adolescent/
young adult in control; F=family/surrogate decision maker; SoTP=Statement of Treatment
Preferences; QOL=Quality of Life Questionnaire
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Initial Screening (AYA) ~520 Dyads
~240 Dot meet
- initial inchugion
criveria
Approached (AYA, F) ~280 Dyads
~140 Decline 1o
- participate
Secondary Screening (AYA, F) ~140 Dyads
~10 Don'y mas
- sacondary inclusion
criteria
Bassline Accecomant (AYA, F) ~130 Dyads (VO)

Randomn ization 21
N=13D Eligible Dyads

e

FACE-TC ACP
N=87 Dvads

.

Sesgion 1. Lyon FACE-TC Advance Care
Planning Survey® (AYA, F) (V1)

'

Session 1. Respecting Choices
Interview® (AYA, F) (V2)

*

RA Assessor (AYA, F) (V2)
SOTF. QOL, Satisfaction Questionnaire

+

Session 3. Five Wishes® (AYA, F) (V3)

e

TAU Control
N=43 Dvads

RA Assessor (AYA, F) (V2)
S0TP, QOL, Satisfaction Questionnaire

[ 3 menth Follow-Up (V4) |

[ 6 month Follow-Up (V5) |

| 12momnroiow-upive) |

| 18 mensh Follow-Up & Close 0wt (v7) |

Consort Diagram
*Key: AYA = Adolescents and Young Adults; F = Family/Surrogate Decision Maker
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Figure 3.

Leventhal’s Common Sense Model of Self-Regulation of Health and Iliness
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Table 1

Operationalized Definition of Adverse Event

Form Item  Question Answer

Satisfaction Questionnaire 5 It was too much to handle  Agree/Strongly Agree

Satisfaction Questionnaire 7 It was harmful Agree/Strongly Agree

Satisfaction Questionnaire 14 Qualitative statement Similar negative statement as above

Satisfaction Questionnaire 1 It was useful Disagree/Strongly Disagree

Satisfaction Questionnaire 2 It was helpful Disagree/Strongly Disagree

Satisfaction Questionnaire 6 | feel satisfied Disagree/Strongly Disagree

Satisfaction Questionnaire 11 | felt courageous Disagree/Strongly Disagree

Satisfaction Questionnaire 13 1t was worthwhile Disagree/Strongly Disagree

Page 17

Note: An adverse event occurs when a participant disagrees or strongly disagrees with items 1, 2, 6, 11, and 13 AND agrees or strongly agrees with
either item 5, 7 or remarks a similar sentiment in the qualitative section.
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Table 2

Inclusion and Exclusion Criteria for Participants

Adolescents and Young Adults (AYA)

Inclusion Exclusion

1.  Ever diagnosed with cancer 1. Actively homicidal or suicidal

2. Knows his/her cancer status 2. Severely depressed (=29 BDI-II)

3. Ages =14 up to <21 years 3. Developmentally delayed

4.  Ability to speak English 4. In foster care

5. Legal guardian consent if AYA <18

6.  Surrogate consent if AYA =18

7. Assent from AYA <18

8.  Consent from AYA =18

Legal Guardian for AYA 14-17

Inclusion Exclusion

1. Legal guardian of AYA 1. Actively homicidal or suicidal
2. Knows cancer status of AYA 2. Severely depressed (=29 BDI-II)
3. Ages =18 years 3. Developmentally delayed

4.  Ability to speak English

5. Willing to complete ACP with AYA

6. Legal guardian consent for AYA <18

7. Consent to participate

Chosen Surrogate for AYA 18-20

Inclusion Exclusion

1. Selected by AYA 1. Actively homicidal or suicidal
2. Knows cancer status of AYA 2. Severely depressed (=29 BDI-II)
3. Ages =18 years 3. Developmentally delayed

4. Ability to speak English

5. Willing to complete ACP with AYA

6. Consent to participate
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Table 3

FAmily CEntered Teens with Cancer Advance Care Planning Intervention

Page 19

Session 1
Foundation Goals Process
Lyon Family Centered To assess the AYA’s values, spiritual 1 Orient family to study and issues
Advance Care Planning and other beliefs, and life experiences . .
(ACP) Survey — AYA and with illness and EOL care 2 AYA is surveyed privately
Surrogate Versions®© to set . i .
stage %or EOL conversation 2 To assess when to initiate ACP 3 Surrogate is surveyed privately with
planning regard to what they believe their AYA
prefers
Session 2
Foundation Goals Process
Next Steps: Advance Care Facilitate conversations and shared 1 Stage 1 assess AYA’s understanding of
Planning Respecting decision-making between the AYA and condition
Choices Interview® [41] surrogate about palliative care, N
providing an opportunity to express 2 Stage 2 explores AYA’s philosophy
fears, values, spiritual and other beliefs about EOL decision-making
gn(iingoals with regard to death and 3 Stage 3 reviews rationale for future
ying decisions AYA would want surrogate to
To prepare the surrogate to be able to acton
fully represent the AYA’s wishes 4 Stage 4 uses SOTP to describe
scenarios/choices
5 Stage 5 summarizes need for future
conversations, referrals are made if
needed
Session 3
Foundation Goals Process

The Five Wishes®© is a legal
document that helps a
person express how they
want to be treated if they are
seriously ill and unable to
speak for him/herself.
Unique among living will
and health agent forms-it
looks to all of a person’s
needs: medical, personal,
emotional, spiritual

Which person the AYA wants to make
health care decisions for him/her

The kind of medical treatment the AYA
wants

How comfortable the AYA wants to be

How the AYA wants people to treat
him/her

What the AYA wants loved ones to
know

Any spiritual or religious concerns the
AYA may have

For AYAs under the age of 18, The Five Wishes©
must be signed by their legal guardian. Processes,
such as labeling feelings and concerns, as well as
finding solutions to any identified problem, are
facilitated. Appropriate referrals are made. This
session may include other family members or loved
ones (ex-both parents).
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Table 4
Schedule of Study Assessments and Measures
Measure Completed By  Time Point  Descriptions Psychometrics
Demographic Data Interview AYA/F 0 Demographic data collection N/A
Psychological Interview (Inclusion/ AYA/F 0 Standardized questions to screen for N/A
Exclusion Criteria) sucidality, homicidality and psychosis
Beck Depression Inventory-11 (BDI-I1) AYA/F 0 Used as a screening tool for both AYA Internal reliability,
and family. Used to assess depressed internal
mood. 21 items. consistency
(a=0.91), factorial
validity,
concurrent,
convergent and
discriminant
validity [44-46]
Medical Chart Abstraction (EHR) SS 0,7 AYA diagnosis, time since diagnosis, N/A
hospitalization, ER visit or other
treatments since last study visit, care
coordination
Medical History SS 0 Assesses date of AYA diagnosis, N/A
hospitalization, ER visits, treatments,
prognosis for survival.
Patient-Reported Outcomes Measurement AYA 0,4,5,6,7 Valid and reliable measure of patient’s Internal reliability,
Information System Short Forms Emotional distress-Anxiety, Emotional internal
(PROMIS-SF) Distress-Depressive Symptoms; consistency
Fatigue; and Pain Interference. 34 (a=0.90),
items total. convergent and
discriminant
validity [47]
Brief Multidimensional Measurement of AYA/F 0,4,5,6,7  Assess the construct of spiritual Internal reliability,
Religiousness/Spirituality (BMMRS- functioning and religious practices, e.g.  internal
adapted) religious preferences and practices, consistency (a
feeling God’s presence. Nonreligious =>0.70); Factorial,
participants can pass on these items. 41 construct,
items. convergent,
discriminant
validity [48-50]
Functional Assessment of Chronic lliness AYA/F 0,4,5,6,7  Assesses spiritual well-being and its Internal reliability,
Therapy of Spiritual Well Being Scale-1V relation to illness. 23 items. internal
(FACIT-Sp IV) consistency
(a=0.80), factorial,
convergent, and
concurrent validity
[51-53]
Family Appraisal of Caregiving F 0,4,5,6,7  Assesses experiences of caring for the Internal
Questionnaire (FACQ) patient in the past two weeks. 25 items.  consistency
(a=0.70),
convergent and
discriminant
validity [54]
Statement of Treatment Preferences (SoTP)  AYA/F 2,45,6,7  Tool to express values and goals related  N/A
to future decision-making re:
frequently occurring situations. 6
situations.
Satisfaction Questionnaire AYA/F 2 Process measure assessing participant N/A
satisfaction. 5 items.
Longitudinal Satisfaction Questionnaire AYA/F 4,5,6,7 Process measure assessing participant N/A

satisfaction. 5 items.

Key: AYA = adolescents and young adults; F = family/surrogate decision maker; SS = study staff; 0 = Screening/Baseline; 1 = Session 1; 2 =
Session 2; 3 = Session 3; 4 = 3-month visit; 5 = 6-month visit; 6 = 12-month visit; 7 = 18-month visit

Contemp Clin Trials. Author manuscript; available in PMC 2018 November 01.




	Abstract
	Introduction
	Objectives of the FACE-TC ACP Study
	Study design
	Overview
	Sites
	Research Team
	Enrollment of Participant Dyads
	Safety of Minors, AYAs and Families
	Eligibility, Recruitment, Consent and Randomization
	FACE-TC ACP Intervention
	TAU Control
	Follow Up Visits
	Death of Study Subject

	Aims and Hypotheses
	Aim 1: To evaluate the efficacy of FACE-TC on patient-family congruence in treatment preferences
	Aim 2: To evaluate efficacy of FACE-TC on AYA patient QOL (pain/fatigue, psychological, spiritual/existential, meaning/purpose, and peace) and family QOL (psychological, spiritual/existential)
	Aim 3: To evaluate the efficacy of FACE-TC on early completion of pACP goals of care and advance directives such as advance planning of EOL care
	Exploratory Aim: Among the AYAs who die during the course of this study, we will explore if FACE-TC improved the match between patients’ goals of care and the medical care received at the EOL

	Data Analysis
	Analytical Plans
	Aim 1
	Aim 2
	Aim 3
	Exploratory Aim
	Sample Size and Power



	Discussion
	Conclusion
	References
	Figure 1
	Figure 2
	Figure 3
	Table 1
	Table 2
	Table 3
	Table 4

