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Case Report

A rare neurological presentation of Ebstein-Barr virus: Isolated hypoglossal nerve
palsy in a child

Ebstein-Barr viriisiin nadir norolojik bir tutulumu: Bir ¢ocukta izole hipoglossal sinir
felci
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ABSTRACT

The isolated unilateral hypoglossal nerve palsy (HNP) is an unfamiliar clinical sign since it is rarely involved in isolation without the simul-
taneous involvement of other cranial nerves. It warrants a detailed history and clinical assessment. Neurologic manifestations are infre-
quent in infectious mononucleosis and especially hypoglossal nerve involvement is uncommon in daily practice. We report a 13-year-old
girl who complained of deviation of the tongue to one side, trouble pronouncing linguals and difficulty chewing and swallowing with se-
rologic evidence of active Epstein-Barr virus (EBV) infection. She developed transient isolated unilateral HNP manifests as parapharyngeal
inflammation. Rarity and evaluation of isolated HNP pay particular attention in the pediatric field. Although HNP is an unusual neurologic
complication of EBV, it should be considered in the differential diagnosis in the early evaluation of children.
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OZET

izole tek tarafli hipoglossal sinir paralizisi (HSP), diger kraniyal sinirlerin es zamanl tutulumlari olmadan izole olarak nadiren etkilendigi
icin alisildik bir klinik bulgu degildir. Detayli bir hikaye ve klinik degerlendirme gerektirir. Norolojik bulgular enfeksiydz mononiikleozda
stk degildir ve 6zellikle hipoglossal sinir tutulumu giinliik pratikte ¢ok nadirdir. Biz, Epstein-Barr virus (EBV) enfeksiyonunun serolojik bul-
gulari olan, dilde bir tarafa deviasyon, konusma, ¢igneme ve yutma giicliigii sikayetleri ile basvuran 13 yasinda bir kiz hasta sunduk. Para-
faringeal inflamasyonun eslik ettigi gecici izole tek tarafli HSP ile seyretti. Pediatride izole HSP nadir goriiliir ve degerlendirilmesi 6nem
arz eder. Her ne kadar HSP, EBV'nin nadir bir ndrolojik komplikasyonu olsa da, ¢ocuklarda ayirici taninin degerlendirilmesinde
disundlmelidir.
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INTRODUCTION

Hypoglossal nerve palsy (HNP) may arise from
multiple causes and is frequently associated with other
cranial nerve palsies because of its intimate relations-
hip (1,2). Indeed, isolated involvement of the nerve is
an exceptional condition with a diagnostic challenge in
clinical practice which requires an intensive work-up for
a wide variety of causes that may lead to damage of the
nerve. Cranial nerve palsies are like an ominous sign
because it is indicative of a severe underlying patho-
logy as malignancy, trauma, and stroke. In most adult
cases, treatable etiologies are also emphasized, such as
infections, autoimmune and vascular pathologies (3,4).

In a few case reports, viral infections, such as Eps-
tein-Barr virus (EBV), varicella-zoster, herpes simplex,
measles, and coxsackie A9, have been reported as a res-
ponsible etiology for isolated cranial nerve palsy so far
(5,6).

We herein reported a 13-year-old girl of isolated,
unilateral hypoglossal nerve palsy whose extensive in-
vestigations noted serologic evidence of active EBV in-
fection accompanying a parapharyngeal inflammation.

Ebstein-Barr virus and isolated hypoglossal nerve palsy

CASE REPORT

A 13-year-old girl was admitted to our hospital
suffering from difficulty chewing, and swallowing and
an uncomfortable sensation on her tongue with a his-
tory of slurred speech after five days of ear and neck
pain. Her previous medical history was normal, with no
recent trauma. Neurological examination revealed that
she could not stick out her tongue straight, had slurred
speech with the feeling of a thick or clumsy tongue and
had difficulty protruding her tongue to the left with
muscle bulk loss; these findings were consistent with a
unilateral lower motor neuron hypoglossal nerve (Fig 1
a,b). Actually, examination of the other cranial nerves
and deep tendon reflexes were normal; the rest of the
neurological evaluation were unremarkable. Additi-
onally, her pain and swelling on the right side of her
neck lead our attention through a possible inflammati-
on. We noted a temperature of 37.3°C, blood pressure
of 110/76 mm/hg and without any meningeal irritation
signs, lymphadenopathy, hepatomegaly or
splenomegaly.

Figure 1. a) Right side deviation of the tongue on protrusion, b)

Initial investigations comprising a complete blood
count, urea, creatinine, uric acid, electrolytes, transa-
minases, and blood sugar tests were normal. We perfor-
med erythrocyte sedimentation rate, C-reactive protein,
antinuclear antibody, anti-dsDNA, and vitamin B12, but
all these parameters were normal or negative. Viral se-
rology showed us that EBV VCA IgM was positive, and a
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Right tongue mounding at rest

positive EBV DNA PCR value of 2510 copy/ml was justifi-
ed the active EBV infection. Subsequently, with the pre-
sentation of isolated HNP and her complaints of right-
sided neck pain, a magnetic resonance imaging (MRI) of
the head and neck was performed. It revealed an inf-
lammatory involvement of predominantly prestyloid
parapharyngeal space. Post-styloid parapharyngeal
space also extended with this inflammatory process.
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The inflammatory process was infiltrating the hypog-
lossal nerve at the medial part of the jugular bulb, dor-
sal to the internal carotid arteries on the right side ipsi-
lateral of the lesion (Fig 2 a,b,c). Parapharyngeal inflam-
mation due to EBV and/or co-infection of parapharyn-
geal space was diagnosed and a trial of antibiotics

Figure 2. a)
Axial fat suppressed T2 -weighted image show infiltration of hypoglossal nerve
with the parapharyngeal space inflammation.

DISCUSSION

The hypoglossal nerve provides motor innervation
to the tongue playing an essential role in the speech
articulation.Unilateral HNP manifests as unilateral at-
rophy of the tongue, dysarthric speech, and difficulty
swallowing as core symptoms and mostly accompan-
ying other cranial nerve involvement because of its inti-
mate relationship (3,4). Since its diverse etiologies,
such as neoplasm, trauma, aneurysm, infection and
pathologies, are located at multiple sides along its pat-
hway, evaluation of these individuals is a challenge in
clinical practice.

In the literature, isolated, unilateral HNP cases are
reported in case reports and mostly pronounced as he-
ralds of malignancy in rare case series (4). However,
case series of isolated HNP by Combarros et al.(7) re-
ported their nine cases with isolated HNP diagnosed
idiopathic of four patients, while the others were with
metastatic diseases and brain malformations. Sharma
et al.(6) emphasized in their large case series the tre-
atable conditions as tuberculosis and sarcoidosis other
than neoplastic pathologies reported in the previous
studies as the most common causes. Recently, it is
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(ceftriaxone 50 mg/kg/d and clindamycin 20 mg/kg/d)
was prescribed for ten days. During the follow-up peri-
od, the patient's dysarthric speech, and difficulty swal-
lowing and neurological signs of HNP regressed within
three weeks.

Axial contrast-ehhanced fat-saturated T1-weighted image and b)

mostly underlined the need for an extensive diagnostic
work-up for potentially treatable etiologies in cases of
isolated HNP.

Neurological complications of EBV are a well-kno-
wn cause of central nervous system infections presen-
ting with a wide range of clinical spectrum; cranial ner-
ve palsies, mono-neuropathies, and many other neuro-
logic, such as acute meningitis and/or encephalitis,
acute cerebellar ataxia, and acute disseminated myeli-
tis (8,9).However, isolated cranial nerve palsy accom-
panying EBV infection has rarely been reported (10).
The findings of our neurological examination were un-
remarkable except for right-sided HNP and associated
dysarthria of our patient; therefore, a diagnosis of isola-
ted, unilateral HNP was made. Although the physical
examination was not supportive of EBV infection witho-
ut organomegaly and lymphadenopathy, the serologi-
cal markers were justified the active EBV infection and
neuroimaging showed us a parapharyngeal inflammati-
on as the only cause of this clinical condition. HNP reg-
ressed in three-week period after medical treatment. In
this case study, we proposed that treatable conditions
should be investigated in isolated HNP patients before
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extensive diagnostic tests for malignancies in children.

We herein reported a case of an isolated, unilateral
HNP in a child both with clinical process and outcome.
Clinical and neuroimaging studies led to the diagnosis
of active EBV infection accompanying a parapharyngeal
inflammation with clinical presentation of isolated
HNP. Although isolated HNP caused by EBV and/or pa-
rapharyngeal infections is a rare and worrying conditi-
on in the clinical ground, early in evaluating children
with HNP, serology and neuroimaging should be consi-
dered in the differential diagnosis.
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