286

ESETISMERTETES
CASE REPORT

Correspondent:

Dr. Bettil OZENC,

Gulhane Training and
Research Hospital, Neurology
Department, Ankara, Turkey.
E-mail:
betulozencO1@gmail.com
https://www.orcid.org/0000-
0003-3674-7643

Erkezett:

2022. oktdber 5.
Elfogadva:
2023. februar 17.

Patient with recurrent neuralgic amyotrophy;
right brachial plexitis and left posterior
interosseous neuropathy
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Neuralgic amyotrophy (NA), also known as
Parsonage-Turner syndrome or idiopathic
brachial plexopathy, is a multifocal
inflammatory neuropathy that usually affects
the upper limbs. The classic picture is a pa-
tient with acute onset of asymmetric upper
extremity symptoms, excruciating pain, rapid
onset of multifocal paresis often involving
winged scapula, and a monophasic course of
the disease.

We present an unusual case of recurrent NA
characterized first by right brachial plexitis
and then isolated left posterior interosseous
nerve palsy.
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Visszatéré neuralgikus amyotrophias
beteg; jobb oldali brachialis plexitis
és bal oldali hatsé interossealis
neuropathia

Ozenc B, Isik K, Tan E, Odabasi Z

A neuralgikus amyotrophia (NA), mas néven
Parsonage-Turner-szindroma vagy idiopa-
thids brachialis plexopathia egy multifokalis
gyulladasos neuropathia, ami altaldban a
felsd végtagokat érinti. A klasszikus képet

a betegnél akutan kezd6dd aszimmetrikus
fels® végtagi tunetek, kinzé fajdalom, gyorsan
kialakuld, gyakran elalld, ,szarnyas” lapockat
eredményez8, multifokalis paresis és mo-
nofazisos lefolyas jellemzi.

Bemutatunk egy szokatlan esetet, amikor a
visszatérd NA-t el6szor jobb oldali brachialis
plexitis, majd izolalt bal oldali nervus interos-
seus posterior bénulas jellemezte.

Kulcsszavak: rekurrens neuralgikus
amyotrophia, brachialis plexitis, nervus
interosseus posterior (PIN)

Neuralgic amyotrophy (NA) is characterized by
neuropathic pain attacks and subsequent patchy
paresis in the upper extremities. Although the exact
mechanism of NA is not yet known, it is thought that
the brachial plexus or its branches may develop idio-
pathic inflammation in response to intrinsic or extrin-
sic conditions, resulting in extreme pain at symptom
onset and rapid paresis of upper extremity muscles'.
NA is associated with immune-mediated disorders of
the peripheral nervous systems; the extent and distri-
bution of affected nerves are quite variable. The dis-

tribution of abnormalities in NA can vary from an iso-
lated nerve (suprascapular, long thoracic, and anterior
interosseous nerves) to the widespread involvement of
the brachial plexus?.

PIN paralysis can usually result from direct injury, re-
peated overuse of wrist and forearm muscles, compres-
sion, mass effect tumors, and sometimes NA.

The purpose of this case report is to present a rare case
of recurrent NA that is characterized by right brachial
plexitis and left PIN palsy despite being negative for the
SEPT 9 gene.
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Case report

A 43-year-old male patient was presented with severe
right neck and shoulder pain that began 7 days ago and
woke him from sleep. His medical history and family
history were unremarkable. Previously, there was no trig-
gering cause such as fever, infection, or physical activity.
After 5 days, the severe pain subsided, but the patient was
unable to raise his right arm. On neurologic examination
according to the Medical Research Council (MRC) mus-
cle strength on the examination scale, right arm abduc-
tion was 0/5, right arm external rotation was 0/5, right
arm flexion was 4/5, and right arm extension was 4/5.
The patient was primarily suspected of having a cervical
disc herniation, and magnetic resonance imaging (MRI)
of the cervical spine was performed. No compressive le-
sion was noted on the cervical MRI.

The nerve conduction study did not reveal sensory
nerve action potential (SNAP) in the right lateral ante-
brachial cutaneous nerve. The right medial antebrachial
cutaneous nerve SNAP, median and ulnar nerve SNAP
and compound muscle action potential (CMAP) were
normal. Electromyography performed on day 15 showed
signs of abnormal spontaneous activity in the right deltoid
and infraspinatus, and there was no motor unit potential
(MUP). MUP loss was observed in the biceps, brachiora-
dialis, pronator teres, and triceps muscles. Electrophys-
iological findings were consistent with the involvement
of the superior and middle trunks of the right brachial
plexus. Increased focal thickness and enhancement in
the right brachial plexus were found to be significant for
plexitis (Figure 1).

He was diagnosed with NA mainly at the upper and
middle trunks of the brachial plexus and was treated
with high-dose steroid (7 days of pulse therapy) and ac-
tive physical therapy. After a few months,

Figure 1. Focal thickness increase and contrast en-
hancement in the right brachial plexus on T2-weighted
MRI'image

detected in the left radial nerve. Total denervation was
noted in the left extensor indicis proprius and extensor
digitorum communis muscles. The extensor carpi radia-
lis muscle was normal. Electrophysiologic findings were
consistent with total axonal degeneration of the left pos-
terior interosseous nerve in the acute phase. Because the
conduction block detected on electrophysiological test-
ing on day 3 disappeared on day 15, it was considered
a pseudoblock. For the left PIN lesion, an MRI of the
forearm was performed in the early phase and no com-
pression was detected.

partial movement of the shoulder was ob-
served.

The patient presented severe left arm
pain and an inability to lift the fingers of
his left hand 4 months after his first appli-
cation. The patient was examined on the
3th day of his complaint. The neurological
examination according to the MRC scale of
muscle strength on the examination of the
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extension of the left fingers were 1/5. Elec- MW
trophysiological findings showed a com- |-
plete conduction block between the fore-
arm and elbow on the left radial nerve, with
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recording from the extensor indicis propri-
us muscle (Figure 2). Sensory findings of
the left superficial radial nerve and sensory
and motor findings of the median and ulnar
nerves were normal. On the control EMG
performed 2 weeks later, CMAP was not

Figure 2. Motor conduction of the left radial nerve (pseudo-block)
with the recording from the EIP muscle; A normal CMAP response is
obtained with stimulation from the distal to the radial tunnel (upper
trace), whereas no response is obtained with stimulation from the
proximal elbow (lower trace)
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Serologic testing, including autoantibodies and vas-
culitis markers, revealed no significant findings. HEV
serology was negative. The patient with a history of re-
current NA (with brachial plexitis and isolated PIN le-
sion) underwent SEPTO testing for hereditary neuralgic
amyotrophy, which was negative.

The patient received IVIG for 5 days and treatment
with 64 mg prednol was started. The patient partially
benefited from the treatment and follow-up is continued.

Discussion

The classic presentation of neuralgic amyotrophy is a
patient with acute onset of asymmetric upper extremity
symptoms with excruciating pain during most attacks,
rapid multifocal paresis often involving a winged scap-
ula, and a monophasic disease course®. After the pain
is disappeared, NA usually presents as the involvement
of the superior brachial plexus, with weakness of the
peri-scapular and glenohumeral muscles, including the
infraspinatus, supraspinatus, serratus anterior, and del-
toid.

The etiology of NA is unclear and the pathophysiolo-
gy of the upper part of the brachial plexus, which is fre-
quently affected, is still unclear. Alfen et al. report that NA
affects the brachial plexus due to erosion and weaken-
ing of the blood-nerve barrier, which normally prevents
immune factors from reaching the peripheral nervous
system. Disruption of the blood-nerve barrier is more
common, especially in the upper extremities, as shoul-
der movement is greater*. PIN paralysis can result from
acute or structural compression of the nerve in Frohse’s
arch, resulting in poor finger extension. True neurogen-
ic PIN palsy is not usually accompanied by widespread
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