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0.65/hr and central apnea index was 2.32/hr. Of note, this studywas 
not conducted at high altitude and was done in Houston (approxi-
mately 100 feet above sea level). Given the lack of significant sleep 
apnea, a conservative approach with nasal fluticasone and close 
follow-up was utilized.
Conclusion: Though rare, this case highlights the possibility of PB 
being an incidental finding of PSG in otherwise healthy, school 
aged children. The need for further research as to the significance 
of this incidental finding is also emphasized.
Support (If Any): 1. MacLean, Joanna E., Dominic A. Fitzgerald, 
and Karen A.  Waters. "Developmental changes in sleep and 
breathing across infancy and childhood."  Paediatric respiratory 
reviews  16.4 (2015): 276-284.2. Ghirardo, Sergio, et  al. "Central 
apnea and periodic breathing in children with underlying condi-
tions." Journal of Sleep Research (2021): e13388.
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LARGE ARACHNOID CYSTS AND HYPERSOMNOLENCE: 
SYMPTOMATIC OR NOT?
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Tsukuba, International Institute for Integrative Sleep Medicine 2

Introduction: Arachnoid cysts are the most common type of brain 
cyst. They are often congenital, and most of them are stable and 
do not require treatment. On the other hand, some of them pre-
sent a symptomatic problem such as headache, nausea and seiz-
ures. This rare condition was seen in a female patient who also had 
hypersomnolence.
Report of  Cases: A 37-year-old female presented to hospital for 
evaluation of  excessive daytime sleepiness (EDS) for the past 
20 years, with repeated attacks several times a day without any 
REM sleep related symptoms. She also showed irregular wake 
sleep pattern of  sleep extending over 24 hours, disturbing noc-
turnal sleep after each episode. Her sleep log showed sudden 
onset hypersomnolence with sleep duration of  30-40 hours 
every week. Epworth sleep scale was 10/24. PSG demonstrated 
her sleep architecture of  8 hours duration was unusual with 
sleep onset REM period (SOREMP) and decreased N3 sleep 
stage. MSLT showed reduced sleep onset latency (average: 5 
minutes) and sleep onset REM on 1 of  4 naps. Brain MRI re-
vealed a large arachnoid cyst on her left cerebral hemisphere. 
She was diagnosed as narcolepsy type2 and referred to the de-
partment of  neurosurgery, but due to unclear association be-
tween hypersomnolence and the cyst, surgical treatment was 
not carried out. She was started on Modafinil 50mg which 
progressively increased to 200mg, but little effect was seen in 
sudden onset hypersomnolence and caused side effects such 
as headache and nausea. After Modafinil was discontinued, 
Melatonin agonist was administered in order to control her 
irregular sleep-wake rhythm, and since then her sleep-wake 
cycle has changed relatively stable and regular. At present, the 
frequency of  hypersomnolence is gradually getting low and 
Epworth is 4/24.
Conclusion: In the present case, there is no evidence that her symp-
toms concerning sleep were secondary to any other disorder. Also, 
to our knowledge, there have been only a few cases reporting co-
existence of hypersomnolence and arachnoid cysts. We are care-
fully following up on this patient and will reconsider to refer her to 
neurosurgery if  any other symptoms appear.
Support (If Any): 
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SEVERE OSA IN A 17YR OLD PATIENT WITH PRADER 
WILLI SYNDROME AND POORLY CONTROLLED 
DIABETES MELLITUS
Rashi Kochhar1, Jacqueline Geer1, Cindy Guandalini1, Pnina Weiss1

Yale School of Medicine 1

Introduction: Prader Willi Syndrome (PWS), while rare, is 
the most common genetic cause of  obesity. It is caused by a 
functional loss of  paternally expressed genes from chromo-
somal region 15q11-13. PWS is characterized by short stature, 
neurodevelopmental delay, obsessive-compulsive behaviors, 
hypothalamic dysfunction, and hyperphagia, associated with 
an aberrant satiety response and elevated levels of  ghrelin. 
Excessive daytime sleepiness (EDS) and sleep-disordered 
breathing (SDB), including obstructive sleep apnea (OSA) and 
central sleep apnea, are common.
Report of Cases: A 17-year-old male, with PWS, morbid obesity, 
autism, and diabetes mellitus (DM) type-2 was referred for 
evaluation of  snoring and EDS (Epworth Sleepiness Score 16). 
He had recently been admitted with diabetic ketoacidosis as-
sociated with binge eating. He had no prior sleep testing. He 
denied sleep paralysis, hypnagogic/hypnopompic hallucinations, 
and cataplexy. He had a body mass index of  54 kg/m2 with short 
stature (1.6m). On exam, he had a Mallampati score of  4 and 1+ 
tonsils. A recent echocardiogram was normal. Polysomnography 
showed sleep latency of  10 mins, apnea-hypopnea index (AHI) 
of  148/hr, nadir oxygen saturation of  73%, with 45% of  total 
sleep time < 90%. Hypoventilation was not present. He was pre-
scribed auto-titrating positive airway pressure (PAP) therapy. 
His mother was instructed to start locking access to food again. 
He was treated with insulin and metformin, with a plan to start 
on a glucagon-like peptide-1 (GLP-1) agonist. He had been 
on growth hormone (GH) previously, but in the context of  his 
other morbidities, it was not reinitiated.
Conclusion: It is critical to screen and monitor patients with 
PWS for OSA, as SDB occurs in almost 70%. While PAP therapy 
may improve OSA, there is often residual EDS (likely due to 
underlying hypothalamic dysfunction), and alerting agents 
may be needed. GH can be considered for short stature but is 
contraindicated in patients with morbid obesity, untreated se-
vere OSA, and uncontrolled diabetes. Management of  diabetes, 
obesity, and hyperphagia in patients with PWS is challenging. 
Supervision and strict limitation of  food intake using physical 
barriers are important. While data are limited, GLP-1 agonists 
may provide potential benefits for weight, glycemic, and appe-
tite control in patients with PWS.
Support (If Any): 
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SLEEP DISORDERED BREATHING IN A CASE SERIES OF 4 
CHILDREN WITH TRISOMY 18
Rashi Kochhar1, Eliaz Brumer1, Craig Canapari1

Yale New Haven Hospital 1

Introduction: Trisomy 18 (Edwards syndrome) is the second-
most-common viable autosomal trisomy syndrome after tri-
somy 21, occurring in 1 in 2500 pregnancies. Obstructive Sleep 
Apnea (OSA) in Trisomy 21 has been well described in the lit-
erature. Even though trisomy 18 patients have upper airway 
obstructive (UAO) features overlapping with trisomy 21 that 
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could predispose them to develop SDB, there is a dearth of 
data published about it.
Report of Cases: We present a case series of  four patients with 
trisomy 18 who were evaluated for SDB aged 17mo-3yrs at 
the time of  the reported polysomnographies (PSGs). Two pa-
tients had multiple prior studies. Moderate OSA was noted 
in two patients, and one was noted to have severe OSA, while 
the fourth patient had resolution of  their severe OSA post 
adenotonsillectomy (T&A). Reduced sleep efficiency was noted 
in 2 patients. All but one patient had abnormal EEGs, consistent 
with known underlying seizure disorders. While all patients de-
saturated during sleep, only two patients fulfilled the criteria for 
hypoxemia (SpO2 below 90% for more than 5 minutes). One of 
these had resolution of  hypoxemia with a trial of  positive airway 
pressure therapy (PAP) of  5 cmH2O on a titration study. While 
capnography showed hypoventilation in two patients, one of  the 
patients was treated with supplemental oxygen and the recom-
mendation for titration PSG study to evaluate the need for PAP.
Conclusion: With aggressive interventions, children with tri-
somy 18 have seen a higher survival over the recent years. These 
children often have micrognathia or retrognathia, midface 
hypoplasia, glossoptosis, and hypotonia, predisposing them 
to have UAO. Endoscopic assessments reveal laryngomalacia 
and/or tracheomalacia, tonsillar and adenoid hypertrophy. In a 
previously reported study by Kettler et al. (2020), a prevalence 
of  SDB of  44.68% was noted compared to the 1-4% average 
prevalence in non-syndromic children, hence clinicians should 
have a low threshold to screen them. In our small case series, 
all 4 patients had moderate-to-severe OSA, to begin with. Our 
results show that both surgery and PAP therapy may be suc-
cessful in the treatment of  OSA. More longitudinal data is 
needed to understand the pathology and management of  SDB 
in these children.
Support (If Any): 
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TWO ARE BETTER THAN ONE: TREATMENT OF 
COMPLEX SLEEP APNEA WITH TWO DISTINCT SLEEP 
NEUROSTIMULATORS
Nicolas BalbiCaruso1, Deborah Goss2, Fariborz Ashtyani2, 
Laura Ashtyani2, Grant Simons3

Hackensack Meridian Health School of Medicine 1 Hackensack Sleep 
& Pulmonary Center 2 Hackensack University Medical Center 3

Introduction: Complex sleep apnea refers to the emergence of cen-
tral apnea when obstructive apneas have been adequately treated.  
While a combination of medications and noninvasive positive 
airway pressure ventilation is frequently used in patients with this 
syndrome, the optimal treatment has not yet been fully elucidated.  
With the advent of nerve stimulation therapy, it is now possible 
to target specific physiologic mechanisms and provide precise and 
adjustable therapy.  We present a case in which two distinct nerve 
stimulators were used to successfully treat a patient with complex 
sleep apnea.
Report of Cases: We present a case in which a ptient with complex 
slepe apnea was successfully treated by implantation of two dis-
tinct nerve stimulators: hypoglossal nerve stimulation therapy for 
obstructive sleep apnea and phrenic nerve stimulation therapy for 
concomitant central sleep apnea.
Conclusion: Complex sleep apnea was successfully treated in this 
patient with the combination of hypoglossal and phrenic nerve 
stimulation therapy as evidenced by a reduction in both the 

obstructive and central apnea hypopnea indices.  This patient also 
had significant clinical improvement with decreased excessive day-
time sleepiness and improved daytime functioning as evidenced by 
decreased Epworth Sleepiness Score, improved patient reported 
daytime activity, decreased apnea hypopnea index, and increased 
total sleep time.   This case provides evidence for the efficacy and 
safety of the simultaneous use of hypoglossal and phrenic nerve 
stimulation for the treatment of complex sleep apnea.  Is also high-
lights the importance of obtaining a laboratory polysomnographic 
evaluation in all patients prior to any sleep device implantation.   
Further study is needed, however, to establish the long-term effi-
cacy of this approach to treatment.
Support (If  Any): I am seeking financial support and assist-
ance for meeting attendance and travel for the June sleep 
meeting from Inspire Sleep Apnea and other travel assistance 
funds.
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BACLOFEN-INDUCED SEVERE CENTRAL SLEEP APNEA
Ritwick Agrawal1
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Introduction: Baclofen is a gamma-aminobutyric acid-B 
agonist that targets neurons in the spinal cord and brain. It 
has skeletal muscle-relaxant properties and is FDA approved 
to treat spasticity from spinal cord injury (SCI), multiple scler-
osis, or traumatic brain injury. Off  label use includes treatment 
of  alcohol use disorder, hiccups, and muscle spasms. A  rare 
respiratory side effect of  baclofen is apnea, with reports of 
baclofen-induced central sleep apnea (CSA) in a pediatric pa-
tient and four adults with alcohol use disorder. We describe 
a case of  severe CSA in a veteran with T7 paraplegia due to 
chronic baclofen use.
Report of Cases: A 42-year-old veteran with T7 paraplegia was re-
ferred to sleep medicine for unrefreshing sleep. He had a remote 
history of spinal cord injury complicated by spasticity that was 
being treated with oral baclofen (40 mg TID). Further evaluation 
of unrefreshing sleep was obtained with baseline polysomnography. 
A total of 146 apnea and hypopnea events were observed (5 ob-
structive apneas, 131 central apneas, 4 mixed apneas and 6 
hypopneas) for an AHI of 43.2 events/hour. Minimum oxygen sat-
uration was 85% with 0.3 minutes spent <89%. Respiratory pat-
tern was suggestive of crescendo decrescendo breathing but did 
not meet diagnostic criteria for Cheyne-Stokes respiration (cycle 
length <40 seconds). Other causes of CSA were investigated but 
unrevealing. A diagnosis of baclofen-induced central sleep apnea 
was made.
Conclusion: Spasticity is a common consequence of SCI and is 
commonly managed with baclofen. Apnea is a rare respiratory 
side effect of baclofen but can significantly impact patients’ sleep 
quality and overall quality of life. Our case highlights how pro-
viders should have a high suspicion for sleep-disordered breathing 
in patients with chronic baclofen use.
Support (If Any): 1.  Ghanavatian S, Derian A.  Baclofen. 
In: StatPearls. Treasure Island (FL): StatPearls Publishing; May 15, 
2021.2. Locatelli F, Formica F, Galbiati S, et al. Polysomnographic 
Analysis of a Pediatric Case of Baclofen-Induced Central Sleep 
Apnea. J Clin Sleep Med. 2019;15(2):351-354. Published 2019 Feb 
15. doi:10.5664/jcsm.76443. Olivier PY, Joyeux-Faure M, Gentina 
T, et  al. Severe Central Sleep Apnea Associated With Chronic 
Baclofen Therapy: A  Case Series. Chest. 2016;149(5):e127-e131. 
doi:10.1016/j.chest.2015.10.001
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