Isolated sarcoid myopathy:
an unusual presentation
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Abstract

Sarcoidosis is a systemic disease with pro-
tean clinical manifestations, pathologically
characterized by the development of a non-
caseating granuloma. Any organ system may
be involved during the course of the disease
with lung, liver, skin and eyes being common-
ly involved. Muscular sarcoidosis is a rare enti-
ty, seen in approximately 6% of patients with
sarcoidosis. Symptomatic muscle involvement
is even rarer, noted in less than 0.5% of
patients. We report the case of a young male
patient (14 years old), who presented to our
hospital with unilateral hypertrophy of shoul-
der and calf muscles. After excluding all the
possible causes, it was surprisingly diagnosed
to be a case of muscle involvement with sar-
coidosis. Patient also improved significantly
with oral corticosteroid therapy. This report
therefore highlights the importance of keeping
this rare cause in mind when the common eti-
ologies are excluded in a patient with hypertro-
phy of muscle. It may be rewarding if diagnosis
is established early.

Introduction

Sarcoidosis is a multi-system inflammatory
disorder of unknown cause. Most patients with
this disease present with respiratory symp-
toms since lungs are frequently affected
organs. However, any organ system may be
involved in the course of this disease; liver,
skin and eyes are as well commonly involved.!2

Symptomatic muscle involvement is rare
and presentation of this disease as myopathy
is even rarer35 The usual presentation of
those with symptomatic disease is severe dis-
abling proximal muscle weakness and pain as
in this patient. Most patients are less than 40
years old. These patients may also present with
diffuse muscular atrophy or tumor like growth.
There are four types of muscular sarcoidosis:
nodular, chronic myopathy, acute myositis, and
asymptomatic.367 The acute myositic type
occurs in the early stage of sarcoidosis, in
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which the inflammatory process causes myal-
gia. Magnetic resonance imaging (MRI) is
unusually negative due to small size of
lesions.® Patient with chronic myopathic type
present with myalgia, weakness and wasting of
the muscles. MRI suggests nonspecific muscle
atrophy.® Muscle involvement in sarcoidosis is
reported in many case reports.” Finally the
palpable nodular type is exceedingly rare,
which is important because it may be confused
with a soft tissue tumor.1?

We report one patient of sarcoid myopathy
presented with hypertrophy of left calf and
shoulder muscle as the only presentation.

Case Report

A 14 year old boy, student, born out of non
consanguineous marriage presented with
gradual onset swelling of left calf and shoulder
without any definite muscular weakness, pain,
joint swelling, rash, oral ulcer, photophobia,
easy fatigability, convulsion, loss of conscious-
ness, altered mental status, symptoms of
raised intracranial tension, cough, shortness
of breath, chest pain, hemoptysis, hematuria,
pain abdomen, neuropsychiatric manifesta-
tions, jaundice, bladder or bowel involvement,
sensory or gait abnormality. On examination,
patient had stable vitals with normal higher
mental function, normal neurological exami-
nation except there was hypertrophy of left del-
toid (Figure 1A) and left calf (Figure 1B) mus-
cles and power of all four limbs were grade 4/5
according to the Medical Research Council
Power Grading System. All other systemic
examinations are within normal limit.

Routine complete blood count, liver and kid-
ney function tests, Serum Electrolytes, thyroid
function, routine urine and stool examinations
were within normal range. Blood test for VDRL,
HIV, HBsAg and HCV were non reactive. ANA,
c-ANCA and p-ANCA were negative. Patient
had a history of congenital acyanotic heart dis-
ease in the form of Ostium Primum type Atrial
Septal Defect due to Endocardial cushion
defect, diagnosed and operated upon at the age
of 7 years with a short episode of wound infec-
tion and dehiscence followed by an uneventful
recovery. Since then patient is doing well with-
out any complaint regarding the heart disease.

No KF (Kayser Fleisher) ring was found on
slit lamp examination of eye. Chest X-ray,
HRCT Thorax and USG of whole abdomen
revealed no abnormality. Fibreoptic bron-
choscopy and bronchoalveolar lavage was nor-
mal. Upper G.I. endoscopy and colonoscopy
were within normal limit. Laboratory investi-
gation reports other than the routines in this
case are reported in Table 1.

Musculoskeletal ultrasonography of deltoid
and calf muscle showed grossly bulky muscle
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without any tear, fluid collection or calcifica-
tion. Nerve conduction study was normal with
electromyography showing generalized myo-
pathic pattern. Muscle biopsy taken from calf
muscle showing (Figure 2) polyfocal
myonecrosis, focal endomysial interstitial
inflammation, focal epitheloid cell granuloma
(non caseating) with few perivascular inflam-
matory infiltrate suggestive of sarcoid myopa-
thy. The patient was prescribed oral corticos-
teroid (prednisolone tablets 40 mg/day) and
after two months, there was objectively
reduced muscle bulk clinically as well as evi-
denced by an ultrasonogram.

Discussion and Conclusions

This is a case of isolated sarcoid myopathy
without prior or concurrent organ involve-
ment. On follow up, there are no feature of
other organ involvement on examining him
clinically and on the basis of laboratory test
like ESR, Liver function test and seum
Calcium, phosphorus which were within nor-
mal range. As lung is the commonest organ to
be involved in this disease we got a follow up
CECT chest done which showed normal study.
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Figure 1. A picture from back showing left
su%:d deltoid hypertrophy (A) and left
sided calf hypertrophy (B).

Figure 2. Histopathological photomicro-
graph of muscle biopsy showing non-
caseating granuloma with a multinucleate
giant cell (G) with interstitial and perivas-
cular infiltrate.

The diagnosis of myopathy in the said patient
was entertained on the basis of clinical suspi-
cion and electrophysiological test. We tried to
exclude all possible causes of muscle hypertro-
phy like tuberculosis, inflammatory myopathy,
cysticercosis, other groups of myopathy, malig-
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Table 1. Laboratory findings.

Serum lactate (mg/dL) 4.5-20 7.0
Mantoux induration (mm) <50 4.0
CPK (U/L) 25-200 37
ESR (mm/hr) <10 62
Calcium (mg/dL) 9-11 14
Serum albumin (g/dL) 45
Serum angiotensin converting enzyme (U/L) 7-46 64
Thyroid stimulating hormone ( [U/mL) 0.34-4.25 2.19

nancy or Paraneoplastic and thyroid related
disorders by relevant investigations. However
after muscle biopsy report, it was surprisingly
found to be a case consistent with sarcoid
myopathy. The interesting features in this
patient was hypertrophy of isolated muscle like
calf group and deltoid on left side due to sar-
coidosis as the sole presenting symptoms with-
out gross weakness, myalgia, focal neurologi-
cal deficit or any other system involvement. So,
it is a case of isolated sarcoid myopathy which
is a very rare entity. The literatures show
scanty report on such presentation.” Hence,
this case is presented to emphasize the fact
that in any case of hypertrophy of muscle,
when common causes are excluded, one
should keep in mind the rare presentation of
sarcoid myopathy which if treated early may
give gratifying result. Our patient responded
on oral steroid and he is under regular follow
up till date.
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