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The Tapia’s syndrome means symptom complex that result from unilateral vago-hypoglossal
nerve paralysis. This syndrome is rare disease entity, bilateral attack is extremely rare. Only
three cases have been reported in English literature. A-66-year-old man received the coronary
artery bypass graft in our hospital. After the operation, he complained of severe dyspnea, voice
change and drooling. The laryngoscopic findings showed the bilateral vocal cord palsy. He
could not move the tongue toward any directions. We diagnosed as bilateral Tapia’s syndrome.
Usually, unilateral Tapia’s syndrome is related to the complications of anesthesia and position
of the patient’s head during surgery. Otherwise, our case may be associated with the complica-
tions of operation and anesthesia. The patient’s recovered three months later, but the right vocal
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Introduction

Tapia’s syndrome was originally described in 1904 by the
Spanish otorhinolaryngologist A. G. Tapia.” It means the symp-
tom complex that come from vago-hypoglossal nerve paraly-
sis.” This disease is relatively rare, had been reported about
dozens of cases so far.” Most of the reported cases are unilat-
eral, and only three cases are bilateral involvements.* This
syndrome can be classified into two types; central and periph-
eral. The former is intramedullary lesions of the nucleus am-
biguus, nucleus of the hypoglossal nerve, and pyramidal tract.
The latter is an extracranial involvement of the recurrent la-
ryngeal nerve (RLN) and hypoglossal nerve (HN)."” Most
of the mechanisms of injury are known to be neuropraxia.”
We report a unique case of bilateral Tapia’s syndrome with

literature review.

cord palsy is persistent. We report the very unique disease entity with literature review.
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Case

A 63-year-old man underwent coronary artery bypass graft
(CABG) in department of cardiac surgery. Routine endotra-
cheal intubation and extubation were done, but the intuba-
tion was slightly difficult due to the patient’s short neck. The
intubation tube size was inner diameter of 8.0 mm and an
outer diameter of 11.5 mm, and the cuff pressure was under
20 cmH>O. The operation time was 340 min. The method of
CABG was on-pump beating [right internal thoracic artery
(ITA)-left anterior descending, left ITA-obtuse marginal].
After the surgery, the patient was delivered to the coronary
care unit (CCU) and extubation was performed eighteen
hours later. After 4 days in CCU, he was move to general ward
without any specific problems. After moving into the general

ward, he complained of severe dyspnea, dysphonia and drool-
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Fig. 1. This photo shows that the tongue is inability to move (A). The laryngoscopic finding shows midline position of the bilateral vocal
folds (B). This photo shows the full recovery of tongue motion (C). The laryngoscopic finding shows paramedian fixation of right true vo-

cal cord (TVC) and full abduction of left TVC (D).

ing. He was unable to move the tongue in any directions, only
could protrude minimally (Fig. 1A). The otorhinolaryngolo-
gy department received the urgent call, and we performed the
flexible laryngoscopy. It revealed midline position of both
vocal folds with minimal mucosal vibration (Fig. 1B). Other
neurologic examination was unremarkable. We estimated as
bilateral RLN and HN palsy. The neck computerized tomog-
raphy (CT) scan showed totally obstructed glottic chink. The
brain CT and MR images with angiography showed unre-
markable. The viral titers of herpes, adenovirus and infec-
tious mononucleosis were within normal limits. We diag-
nosed as bilateral Tapia’s syndrome. Emergent tracheotomy
was performed to secure airway and nasogastric tube was
inserted. We started the oral prednisolone therapy (1 mg/kg/
d), vitamin Bs and B),. After two weeks, the movement of left
true vocal cord was recovered. Three months later, the tongue
motion was completely restored but right RLN palsy was per-
sisted (Fig. 1C and D). Until the one year, he only complains of
mild hoarseness and dysphagia.

Discussion

The peripheral causes of the Tapia’s syndrome include met-
astatic hemangiosarcoma, vagal and hypoglossal schwanno-
mas, neck surgery, radiation, fungal and viral infections, ca-
rotid artery dissection and idiopathic etc.>® In most of Tapia’s
syndrome, the obvious etiology remains unclear. But we care-
fully assume two possible mechanisms through the previous
reports and our case; the first is anesthetic points concerning
the anatomy of both nerves and the second is surgical aspects.

Anatomically the hypoglossal and vagus nerves closely
run around the lateral wall of the lower oropharynx and the
upper hypopharynx.” If the compression by mal-positioned in-
tubation tube is occurred at the crossing point of both nerves,
especially simultaneously with hyperextension or lateral flex-

ion of the neck, these conditions may provoke the neuroprax-
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ic injury of both nerves."”

In surgical aspects, the incidence of vocal cord palsy in open
heart surgery is known to be about 0.67—1.9%.” The left RLN
is more vulnerable to the injury, because of its long intra-tho-
racic pathway.*” The possible etiologies of injury include re-
traction with excessive hyper-extension and lateral flexion of
neck in median sternotomy, dissection of the superior part of
the ITA, topical cardio-protective ice, electrocautery and he-
matoma etc.*” Furthermore, the bilateral harvesting of ITA
may increase the risk of both RLN injury like our case.” Be-
cause both ITA run hooks around the subclavian artery, the
right RLN is more vulnerable to the injury than left side.”

Bilateral Tapia’s syndrome is extremely rare disease entity.
Until now, only three cases are reported in English litera-
ture.” Because the injury mechanism is almost neuroprax-
ia, full recovery has been noted within couple of months.” In
general, the recovery time of RLN is more rapid than HN.”
Unfortunately, the right RLN palsy was persistent in our case.
It is presumed to receive a neuronal degeneration by direct trau-
ma. The differential diagnosis of Tapia’s syndrome include ca-
rotid artery dissection involving the ascending pharyngeal ar-
tery, basal skull fracture involving the jugular and hypoglossal
foramina, nasopharyngeal fungal infection and neurofibro-
matosis etc.”

The syndrome usually occurs during general anesthesia,
except only one case of local block into the interscalene bra-
chial plexus.'” It means that the mechanism of the disease is
somewhat associated with the general anesthesia. During an-
esthesia, the preventive points are gentle anesthetic manipu-
lation during in- and extubation, adequate cuff pressure, tube
position and short anesthetic time. Special attention should
be paid to preventive strategies.

To the best of our knowledge, this case is the first report
about bilateral hypoglossal and recurrent laryngeal nerve in-
jury together in association with putative direct injury mixed

with orotracheal intubation.
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