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Abstract

Neuralgic Amyotrophy, a peripheral nervous system disorder, is characterized by severe pain
and muscle weakness, which can have a significant impact on patients' quality of life. The exact
cause of neuralgic amyotrophy is unknown, but it may be linked to immunopathological
mechanisms. Recent research has found an association between neuralgic amyotrophy and
hepatitis E virus infection. This communication aims to expand knowledge on the clinical
phenotype of patients with neuralgic amyotrophy and hepatitis E virus infection, presenting the
case of a 55-year-old man diagnosed with bilateral neuralgic amyotrophy and hepatitis E virus

infection.
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Neuralgic Amyotrophy (NA), a peripheral nervous
system disorder, presents a distinct clinical picture
characterized by severe pain and muscle weakness. NA
was considered to be a rare disease with an incidence of
1 — 3 per 100,000 per year, but some new studies report
a much higher incidence, reaching as high as 1 per 1,000
per year."> The impact on patients’ quality of life could
be significant. The classic NA phenotype manifests as
new onset pain in one shoulder or upper arm; several
hours or days later paresis typically develops involving
the long thoracic, suprascapular, and anterior
interosseous nerves.>* This clinical presentation may be
seen in about two-thirds of patients with NA.? The exact
pathophysiological mechanism of NA remains unknown,
but immune and mechanical mechanisms could be
involved.? In recent years, an association between NA
and Hepatitis E virus (HEV) infection was reported.’
HEV is a common cause of viral hepatitis; it is estimated
that HEV infects about 20 million people each year.’
HEV has also been linked to various neurological
disorders like Guillain-Barré syndrome, encephalitis,
myelitis, and NA.” About 10% of patients with NA have
HEV infection.® Patients with NA and HEV present a
distinct clinical phenotype that differs from the classic
NA phenotype, with predominantly more extensive
asymmetric bilateral involvement of the brachial plexus
and more often causing damage outside the brachial

plexus.®!® The aim of this report is to expand the
knowledge of the clinical phenotype of patients with NA
and HEV.

Clinical Communication

All procedures performed in this study were in
accordance with ethical standards of the 1964 Helsinki
Declaration and its later amendments. Written informed
consents to participate in this study have been signed by
the patient.

A 55-year-old left-handed man, diagnosed with psoriasis
and not receiving regular therapy, was referred to our
hospital due to weakness in his right shoulder. Half a year
ago, he visited the subtropical region of Latin America.
The weekend before his admission, he developed fever.
On the day of admission, he experienced burning pains in
both upper limbs and a sudden weakness on the right side,
primarily limiting elevation and abduction in the right
shoulder joint. The neurological status revealed reduced
muscle strength of abduction in the right shoulder joint
and internal and external rotation of the shoulder.
Myotatic reflexes were symmetrical. He reported
hypesthesia of the lateral part of the right shoulder.
Imaging diagnostics, including CT scans of the head and
cervical spine, as well as MRIs of the head and cervical
spine (Figure 1), showed a normal structure of the brain
and cervical spine. The next day, he reported weakness
in finger and wrist extension on the left. A suspicion of
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Fig 1. Magnetic resonance imaging of the cervical spine of the patient.

mononeuritis multiplex with damage to the right axillary
nerve and posterior interosseous branch of the left radial
nerve was established. The electrodiagnostic
exemination (EDX) examination confirmed acute
denervation in both nerves. In the cerebrospinal fluid,
leukocytes were borderline elevated. There were no
oligoclonal bands in the cerebrospinal fluid, nor was
there a disruption of the blood-brain barrier. The results
for infections with Borrelia Burgdorferi, syphilis,
cytomegalovirus, Epstein Barr virus, Varicella Zoster
virus, HIV, hepatitis B, hepatitis C, and West Nile virus
were all negative. Antiganglioside and paraneoplastic
antibodies, determined in the blood and cerebrospinal
fluid, were all negative. Rheumatological blood tests
were also negative. Hemogram, liver tests, thyroid
hormones, vitamin B12, folic acid, and proteinogram

were all within the normal range. The patient had both
IgG and IgM positive antibodies against HEV. The
control EDX, conducted four days after the first
examination, showed additional denervation activity in
the right supraspinatus muscle. Based on the distribution
of the lesion, a diagnosis of bilateral NA with HEV was
established. The follow up exam after 6 months
demonstrated an improvement of muscle strength. After
18 months the patient’s muscle strength was in a normal
range.

Discussion

Patients with HEV associated NA are more likely to be
middle-aged males (55 years) with bilateral NA (80% vs
8.6% in non-HEV NA).%° The findings in our patient are
consistent with previous reports; at the time of diagnosis,
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he was 55 years old. The presentation was bilateral from
the beginning of the manifestation of muscle weakness,
with involvement of the right axillary and left posterior
interosseous nerve at first, followed in the next days by
subacute involvement of the right subscapular nerve. Our
patient had mild pleocytosis in CSF, as was reported
before in 25% of patients.® The level of liver enzymes at
the time of diagnosis was in the normal range and he was
not icteric; he had a predominantly neurological clinical
picture, as was also reported in other cases.® Unlike in
other cases, our patient did not have any extra brachial
involvement; also, the phrenic nerve was not
compromised.®® He recovered after 18 months, as was
expected from previous reports.>®

In conclusion, our communication confirms the findings
of previous reports and studies about the clinical
phenotype of HEV associated NE.

List of acronyms

EDX - electrodiagnostic exemination.
HEV - Hepatitis E virus

NA - neuralgic amyotrophy
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