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Isolated hypoglossal nerve
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Paresia idiopatica del nervio hipogloso

Dear Editor:

We describe a case of isolated idiopathic hypoglossal nerve
palsy in a young male patient and discuss several of the
aetiopathogenic mechanisms which may cause this entity.

Our patient was a 36-year-old man with no relevant medi-
cal history who attended the emergency department with
a tongue motility disorder, which caused difficulty chewing
food. A week before, he developed a right-sided hemicra-
nial headache, reported to be of moderate-high intensity,
starting in the cervical region and radiating to the occipital
region; he did not present nausea, vomiting, photophobia,
or phonophobia. The previous day, he had experienced dis-
comfort in the right pharyngeal region, which he described
as an oppressive and inflammatory sensation.

The neurological examination revealed right-sided devi-
ation of the tongue; the patient had difficulty moving it
further to the right (Fig. 1). An examination of the remaining
cranial nerves, motor function, sensitivity, static coordina-
tion, and gait revealed no abnormal findings. The general
physical examination obtained normal results, with no pal-
pable pathological peripheral adenopathies.

We performed an analytical study including a com-
plete blood count, urea, creatinine, uric acid, electrolytes,
transaminases, alkaline phosphatase, LDH, total and direct
bilirubin, creatin kinase, C reactive protein (CRP), rheuma-
toid factor, and angiotensin-converting enzyme (ACE). As
part of the autoimmunity study, we requested anti-nuclear
antibodies (ANA) and anti-neutrophil cytoplasmic antibodies
(ANCA) tests, as well as serology tests for HIV, EBV, HSV, and
VZV. A lumbar puncture was performed; CSF samples were
sent for cytobiochemical study, Tibbling index, oligoclonal
band testing, microbiological studies, and serology tests. All
these parameters were normal or negative.

A chest radiography showed no pathological findings. A
head magnetic resonance imaging (MRI) scan only revealed
a cyst of the septum pellucidum. MRI angiography of the
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Figure 1
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Right-sided deviation of the tongue. First day of

supra-aortic trunks and brain revealed no stenotic lesions
or other findings of pathological significance in the carotid
and vertebrobasilar systems; the brain vascular tree pre-
sented normal morphology and distribution. A neck CT scan
was also performed, identifying no significant locoregional
ganglion growth or other relevant findings. We requested an
examination by the otorhinolaryngology department, which
did not identify any locoregional cause that may explain the
patient’s symptoms.

The patient progressed favourably and recovered tongue
motor function in 10 days. After one year of follow-up, he
has experienced no further focal neurological signs.

The hypoglossal nerve may be affected at any point of
its length. Due to the close anatomical relationship with
other medullary pathways and nuclei and with the other
lower cranial nerves in their path outside the medulla
oblongata, hypoglossal nerve palsy usually manifests with
simultaneous involvement of other cranial nerves as the
glossopharyngeal, vagus, or spinal nerves. Diagnosis requires
precise knowledge of the path of the hypoglossal nerve
and its relationships with other structures along that path.’
Numerous causes of isolated hypoglossal nerve palsy have
been described. Intracranial neoplasms, skull base neo-
plasms, and vertebral trauma have classically been reported
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Table 1
palsy.

Reported causes of isolated hypoglossal nerve

Aetiology

Head and neck trauma

Neoplasms

Epstein—Barr virus infection

Herpes simplex virus infection

Pyogenic meningitis

Tuberculosis

Cervical artery dissection

Internal carotid artery pseudoaneurysm
Dural arteriovenous fistula of the transverse sinus
latrogenesis

Wegener granulomatosis

Rheumatoid arthritis

Behcet disease

Arnold—Chiari malformation
Demyelinating diseases

Multiple myeloma

Parainfectious

as the most frequent causes, accounting for up to 50%
of cases.! Furthermore, isolated hypoglossal nerve palsy
has recently been reported as the sole manifestation of
cervical artery dissection.?? On some occasions, however,
isolated hypoglossal nerve palsy resolves spontaneously and
no underlying cause is determined, despite an exhaustive
study. These cases of isolated hypoglossal nerve palsy are
infrequent; very few case series have been published in the
literature.

Keane et al." analysed 100 cases of hypoglossal nerve
palsy and determined that in most cases, other cranial
nerves were simultaneously affected; neoproliferative pro-
cesses are the main cause in this series (49%), followed by
trauma-related (12%), vascular (6%), psychiatric (6%), post-
surgical iatrogenic (5%), and infectious aetiologies (4%).
Multiple sclerosis (6%) and Guillain-Barré syndrome (4%)
were also listed among the identified causes; 3% of cases
were cryptogenic.

However, few series of isolated hypoglossal nerve palsy
have been published.*~® Combarros et al.* published 9 cases
with similar presentation to that of our patient. In that
study, researchers identified the following causes: a pri-
mary or metastatic proliferative process in 3 patients, an
Arnold—Chiari malformation, and dural arteriovenous fistula
of the transverse sinus.* Giuffrida et al.’ described 3 cases
of isolated hypoglossal palsy, of which one was due to a
head trauma. Boban et al.® reported 4 patients with iso-
lated hypoglossal palsy caused by carotid pseudoaneurysm,
metastatic cancer, and acute disseminated encephalomyeli-
tis. The list of causes of isolated hypoglossal nerve palsy
is very extensive (Table 1). However, cases with no iden-
tified underlying cause have also been published. In the
series published by Keane et al." only 3% of cases were idio-
pathic; however, the series also included cases that were not
isolated. If we consider series limited to isolated hypoglossal
nerve palsy, the frequency of idiopathic cases significantly
increases. In the article published by Combarros et al.,* no

aetiological diagnosis was obtained for 4 of the 9 patients
with isolated hypoglossal nerve palsy. Similarly, the series of
3 cases published by Giuffrida et al.® included 2 idiopathic
cases. Combining data from several published series, some
authors suggest that approximately half of cases of isolated
hypoglossal nerve palsy are idiopathic.’

Isolated hypoglossal nerve palsy may manifest at any
time, from childhood to old age,*®° although the great
majority of reported cases manifest at 20-45 years. Some
authors compare isolated and idiopathic hypoglossal nerve
palsy with Bell palsy. Prognosis of cryptogenic cases is excel-
lent, with tongue mobility recovering spontaneously within
a few months.*#° Persistence of palsy is very rare; very few
articles in the literature describe this situation.*81°

Isolated idiopathic hypoglossal nerve palsy is an infre-
quent condition representing a challenge in everyday
clinical practice, and should be considered a diagnosis of
exclusion. Diagnosis requires a systematic search for skull
base lesions, especially neoproliferative processes, vascu-
lar diseases, and traumatic disease. It usually presents
partial or total spontaneous remission. In our case, we
observed unilateral, idiopathic, isolated hypoglossal nerve
palsy. The study to rule out other processes obtained nega-
tive results, and progression was excellent, with the patient
recovering in 10 days; furthermore, after one year of
follow-up, no neurological events have recurred; we there-
fore consider that idiopathic isolated hypoglossal nerve
palsy is a self-limited disorder, with a favourable clinical
prognosis.
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Acute myocardial infarction
associated with bilateral
subacute cardioembolic stroke
in the anterior cerebral artery
territory: The hidden face of a
new-onset atrial fibrillation™ "

-
@ CrossMark

Infarto agudo de miocardio asociado con ictus
subagudo bilateral cardioembélico en el
territorio de la arteria cerebral anterior: la
cara oculta de una fibrilaciéon auricular de
novo

Dear Editor:

Excluding cases of vasospasm following rupture of saccu-
lar aneurysms in the anterior cerebral artery (ACA) and/or
the anterior communicating artery, ACA infarcts account for
0.6%-3% of all acute ischaemic strokes. Bilateral ACA infarct
is extremely rare in the absence of such angioarchitectural
abnormalities as A1 segment hypoplasia, a bihemispheric
ACA (a single A2 segment supplying both ACA territories),
or an azygos ACA (both A1 segments joining to form a single
A2 segment).? The main cause of ACA infarct is embolism,
usually accompanied by contralateral ACA hypoplasia.'
Recent studies suggest an association between atrial fibril-
lation (AF) and acute myocardial infarction (AMI); this is
a bidirectional process induced by a proinflammatory and
prothrombotic state.*® We present an exceptional case of
AF associated with AMI and subacute ischaemic stroke of
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the bilateral ACA with haemorrhagic transformation and a
double emboligenic source.

Clinical case

Our patient was a 67-year-old right-handed woman with a
history of arterial hypertension, type 2 diabetes mellitus,
dyslipidaemia, and obesity, but no history of heart disease
or arrhythmia (mRS score: 1). She came to the emergency
department due to a 26-hour history of palpitations, dys-
pnoea, oppressive retrosternal pain, difficulty articulating
speech, and right lower limb weakness. Symptoms had
started abruptly upon waking. She had a blood pressure of
96/70 mmHg in both arms, a temperature of 36.9°C, and
an irregular heart rate of 160bpm; all other results from
the physical examination were normal. The neurological
examination revealed drowsiness, left-sided deviation of
the head and eyes, right-sided central facial palsy upon
licking and sucking, right-sided hemiplegia (especially at
the level of the thigh), right-sided hyperreflexia (including
marked grasp reflex and Babinski sign), right lower limb
anaesthesia, transcortical motor aphasia, dysarthria, and
right hemispatial neglect (NIHSS score: 23). An initial blood
analysis showed increased levels of cardiac biomarkers:
CPK-MB 261U/L (normal range, 0-16U/L) and troponin
T 1.5ng/mL (0-0.1ng/mL). A further blood analysis
performed 6 hours later revealed a troponin T level of
2.3ng/mL; levels decreased during the following 8 days.
An ECG revealed AF with rapid ventricular response and
pathological Q waves in leads V1-V4 (Fig. 1A). An emergency
head CT scan revealed ischaemic stroke at the level of
the left ACA (Fig. 1B); a transthoracic echocardiogram
(TTE) detected akinesis of the left ventricle and a mural
thrombus (Fig. 1D). Reperfusion therapy was ruled out
due to the diagnostic delay. Imaging results (particularly
those of the TTE, which revealed a mural thrombus) led us
to start anticoagulation therapy with intravenous sodium
heparin (we aimed to maintain partial thromboplastin time
at 1.5-2 times the reference time). Following assessment
by the cardiology department, the patient also received
antiplatelet therapy with acetylsalicylic acid 100 mg/day
plus clopidogrel 75 mg/day as a secondary preventive mea-
sure for acute coronary syndrome (ACS). The patient was
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