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Unilateral hypoglossal nerve stimulation is an emerging ther-
apy for patients with obstructive sleep apnea who do not suf-
ficiently respond to CPAP therapy. We report a 49- year- old 
patient with CPAP- resistant sleep apnea who developed my-
oclonus of the mylohyoid muscle 3 years after the implanta-
tion of a hypoglossal nerve stimulator.

Unilateral hypoglossal nerve stimulation prevents the 
upper airway from collapsing in severe sleep apnea.1 This 
49- year- old patient underwent implantation 3 years ago. He 

complained about twitches of the ipsilateral neck area that 
have never occurred before. The twitches were consistent 
with myoclonus of the mylohyoid muscle and resolved spon-
taneously over time. Technical failure was unlikely as the rate 
and amplitude of the myoclonus were independent of the rate 
and presence of stimulation. Further, the mylohyoid mus-
cle is not innervated by the hypoglossal but the mylohyoid 
nerve that is a branch of the trigeminal nerve.2 The exten-
sion cable may have traversed the mylohyoid nerve and may 
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Key Clinical Message
Unilateral hypoglossal nerve stimulation may be associated with myoclonus of the 
mylohyoid muscle.
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have predisposed to the formation of ephapses that resulted 
in spontaneous discharges. The spontaneous remission, how-
ever, challenges the concept of a direct and persistent contact 
between nerve and extension cable (Video S1).
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