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ABSTRACT

An Unusual Case of Myelitis with

Myositis

NEERA CHOUDHARY', PRASHANT MAKHIJA?, VINOD PURI?, GEETA ANJUM KHWAJA*, ASHISH DUGGAL®

The Chikungunya virus belonging to genus alphavirus and family togaviridae causes an arthropod-borne self-limiting febrile illness in
humans. Neurological complications are rare with myelitis being even a rarer presentation. We report here a patient with Chikungunya
fever who developed acute transverse myelitis with myositis during the convalescent period.
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CASE REPORT

An 18-year-old man, waiter in a city restaurant, presented to
neurology department of a tertiary care hospital with acute onset
weakness and sensory loss of all four limbs along with painful
urinary retention of 3 days duration. He had recently recovered
from a bout of febrile illness which he contacted while working in
his village farms. Though the fever had subsided but the bodyache
which accompanied it, still persisted. After about two weeks of the
subsidence of his fever, patient developed acute onset weakness
and sensory loss of all four limbs along with painful urinary retention.
The weakness was asymmetrical, he could not move his right half
of body at all though he could lift his left upper and lower limb just
above the plane but was unable to bear weight on his left lower limb
and needed to be supported by two persons to walk. Though he
had the urge to pass urine but was unable to do so and had pain in
his lower abdomen. Patient was shifted in a vehicle to the hospital
and while on way he developed respiratory distress. By the time
he reached hospital the respiratory distress had increased to the
extent that he had to be intubated and he was relieved of his urinary
retention by catheterization.

On clinical evaluation patient was conscious responding by gestures
as he was intubated, limited cranial nerve examination possible
including fundus was normal. There was hypotonia in all 4 limbs
and there was tenderness on muscle palpation. Power was 0/5 in
right upper & lower limbs and 3/5 in left upper and lower limbs.
Deep tendon reflexes (DTRs) were all absent, plantars mute, he had
reduced sensory perception to pinprick below clavicle on the right
side and below the nipple on the left side.

A clinical possibility of acute partial transverse myelitis with myositis
was kept and patient was investigated accordingly [Table/Fig-1].

MRI of the spine showed a T2/FLAIR hyperintense signal extending
from cervicomedullary junction to C6 level [Table/Fig-2], a

Investigation Result

ESR 80mm/ 1=t hour
SGOT 72 1U/L

SGPT 94 1U/L

CPK 1633 IU/L

CSF

Cells 2 cells all lymphocytes
Protein 79mg/dl

Sugar 94.5 mg/dl

[Table/Fig-1]: Routine Investigations of the patient.
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corresponding imaging study of the brain was normal. Serological
studies were positive for Chikungunya IgM ELISA while connective
tissue and vasculitic profile screening (ANA, dsDNA, cANCA,
PANCA), Dengue NS1 antigen and IgM ELISA, leptospirosis IgM
ELISA, ELISA for HIV | &I, HBsAg and anti-HCV were all negative.

He was started on injectable methylprednisolone followed by
oral steroids with which he showed minimal improvement in his
weakness with a significant drop in his Creatine Phosphokinase
(CPK) level (from 1633 to 92 IU/L in two weeks) and he was gradually
weaned off the ventilator after 3 weeks. Subsequently there was a
gradual recovery in his motor power and he was able to ambulate
with support.

[Table/Fig-2]: (a) Sagittal T2 weighted images of the cervical cord showing T2
hyperintense lesion extending from the cervicomedullary junction to C6 vertebral
level. (b) Axial T2 weighted images show that the hyperintensity occupies the entire
cross-section of the spinal cord

DISCUSSION

Chikungunya fever is an arboviral illness caused by an RNA virus
belonging to genus alphavirus and family togaviridae. The first
outbreak of the Chikungunya fever occurred in Tanzania in 1952 and
in India the first outbreak was reported in 1963 in Calcutta [1]. The
recent epidemic started in March 2005 in French Island of Reunion
and subsequently spread to India in December 2005 [1].

Chikungunya fever is mostly a benign self-limiting febrile illness.
Though the neurological complications have been known since
1960s but they are rare and infrequent. Economopoulou et al.,
[2] reported neurological manifestations in 24.1% patients with
Chikungunya infection whereas Chandak et al., observed it
in 16.3% of patients [3] and Rampal et al., in as much as 33%
patients [4]. The range of presentations includes encephalitis,
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Guillain-Barré syndrome (GBS), cerebellar syndrome, myelitis,
external opthalmoplegia, facial palsy, sensorineural deafness, and
optic neuritis. Encephalitis is the most common form of neurological
involvement observed, occurring in more than 50% patients with
neurological involvement with an overall incidence of 11% to 18%
among patients with Chikungunya virus infection [3-5]. Myelitis
was seen in only 7 out of the 300 patients with Chikungunya virus
infection by Chandak et al., and in only 3 of the 60 patients with
Chikungunya virus infection studied by Rampal et al., [3,4]. Wadia et
al., described the following neurological manifestations reported in
359 patients seen at 5 centers: encephalitis (n = 175), neuropathy (n
=129), myelitis (n = 69), entrapment neuropathy (n = 34) and muscle
injury described in 34 of 229 patients but it is not clear whether any
of their patients had a combination of myelitis and myositis [6]. The
combination of myelitis and myositis in Chikungunya infection has
not been reported to the best of our knowledge.

Diagnosis of chikungunya in the present case was done on the
basis of a positive IgM antibody for Chikungunya virus. The lack
of confirmation of chikungunya by a real-Time Loop-Mediated
Isothermal Amplification (RT-LAMP) — Polymerase Chain Reaction is
a limitation of the report but because the patient presented to us 2
weeks after the onset of fever, a RT-PCR could have very well been
negative. Moreover as per guidelines issued by National Institute of
Communicable Disease, presence of virus-specific IgM antibodies
in single serum sample in acute or convalescent stage can also be
used as a confirmatory test for chikungunya in appropriate settings
[71.

Animal experimental studies suggest that the fibroblast is the
chief target cell of Chikungunya virus accounting for its tropism
for muscles, joint and skin connective diseases [8]. Brett et al.,
demonstrated the role of macrophage derived products in the
development of arthritis and myositis triggered by alpha virus
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infection [9]. Though the pathophysiology of neurological involvement
in Chikungunya infection has not been established but reports of
association with neurological involvement and animal experimental
studies strongly point towards neurotropism of the virus [7].

CONCLUSION

The case report emphasizes the fact that Chikungunya infection
which is considered to be a benign illness should be considered as
a possible etiology while evaluating patients with transverse myelitis
more so in patients with a history of febrile iliness with rheumatological
manifestations. Also patients with chikungunya infection should be
followed up for possible neurological complications.
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