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CASE REPORT

ATYPICAL PRESENTATION OF MYOSITIS OSSIFICANS
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Myositis Ossificans (MO) is a heterotrophic ossifying lesion of benign aetiology. It typically
presents as a solitary, well-defined lesion. This disease is most commonly seen in skeletal
muscles and can often also be seen in subcutaneous fat. Myositis Ossificans Progressiva
(MOP) is a hereditary disorder. There is limited published literature available regarding this
disease and its presentation. However, it seems that there are exceptions to when this disease
can present. In this paper, we detail an interesting case of a 63-year-old female patient who
presented to the OPD as a late-onset progressive MO with no known aetiology. Due to limited
erudition on the presentation and precluding factors of the disease at this age, a diagnosis was
made after assiduous care, diligence, and time. An extensive literature search has ascertained
this to be the oldest patient presenting as Atypical MOP worldwide and the first reporting of
Adult-Onset MOP in the sub-continent.
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INTRODUCTION

Myositis Ossificans (MO) is a heterotrophic
ossifying lesion of benign aetiology. It typically
presents as a solitary, well-defined lesion.! This
disease is most commonly seen in skeletal muscles
and can often be seen in subcutancous fat.?
Myositis Ossificans does not present at any age
particularly, However, it usually occurs in young,
athletic  adolescents and adults.> Myositis
Ossificans Progressiva (MOP) is a scarcely
presenting hereditary connective tissue disease,
prevailing in 1 of every 2,000,000 people.*

Pain persists throughout the disease. However,
it tends to taper off as the lesion matures. Patients may
also complain of restricted mobility if there is an
associated swelling near a joint.> The gold standard for
diagnosis through imaging remains to be a CT scan
delineating the presence of a peripheral curvilinear
calcific rim and central radiance.! A confirmatory
biopsy is still required for diagnosis.

In this paper, we detail an interesting case of a
63-year-old female patient who presented to the OPD as
a late-onset progressive Myositis Ossificans with no
known aetiology. An extensive literature search has
ascertained this patient to be the oldest individual
presenting with Atypical MOP worldwide and is
subsequently, also the first reporting of Adult-Onset
MOP in the sub-continent.

CASE REPORT

A 63-year-old female, with a history of hypertension
controlled on atenolol 50 mg once daily for the past 2
years and hypothyroidism managed and controlled on 150
mcg of thyroxine per day for the past 1 year, presented to
the hospital with complaints of multiple hard lumps on
the upper thighs, gluteal region, calves, and shoulders
bilaterally for more than 1 year and fever for over two
months. The lumps started as a singular swelling on the
thigh and later progressed to other regions of the body.
These hard lumps were initially painless but for the past
2.5 months, the patient reports pain that is dull and
approximately 6/10 on the pain scale. She also reports
pustules on the skin overlying the lumps in the gluteal
region which she noticed about a month ago. The pustules
burst on the slightest pressure expressing yellowish, non-
bloody white foul-smelling discharge. She reports no
relieving or aggravating factors. There is no history of
weight loss or difficulty in movements of the limbs. There
is no history of past trauma. Surgical history is significant
for ventral wall hernia repair 4 times with the last one 1
year back. Family history reveals no similar history of
hereditary types of MOP. On examination, there were
multiple nodules bilaterally on the shoulders, gluteal
region, thighs, and calves. Over the left gluteal region and
thigh, the nodules were erythematous, tender, hard in
consistency, and had irregular surfaces and borders (refer
to figure 1). There was no associated lymphadenopathy.
Examination of the feet showed no hallux deformity.
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Figure-1: Image showing the multiple nodules on
the upper thigh

CBC showed no abnormality. Serum calcium and
Parathyroid hormone levels were within normal
range. Chest X-ray was not suggestive of any
pathology. An X-ray was done, which showed
multiple bilateral calcifications (refer to figure 2).
This was followed by an MRI (refer to figure 3),
which revealed coarse calcifications in soft tissues of
the visualized lower abdomen, pelvis, and proximal
thigh.
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Figure-2: This X-ray image of the pelvis and lower
limbs shows multiple bilateral calcifications (as
shown by the black arrows), potentially indicating
Myositis Ossificans.
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Figure-3: This MRI image of the joint and hips
with contrast shows coarse calcifications in soft
tissues (shown by the pink arrow) of the visualized
lower abdomen, pelvis, and proximal thigh. There
are extensive widespread heterogeneous confluent
ill-defined low signal abnormalities in
subcutaneous soft tissues of bilateral gluteal
regions, lower back, and proximal thighs with
intervening ill-defined areas of mild edema (shown
by the green arrow) and minimal post-contrast
enhancement. Findings are suggestive of the
Myositis-panniculitis spectrum.

A biopsy of the lesion was done which showed foci
of calcification surrounded by fibroblastic
proliferation, giant cells reaction, and lymphoid
infiltrates. (refer to figure 4). No evidence of
malignancy was observed.
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Figure-4: This biopsy image of the patient shows
foci of calcification (shown by black arrow)
surrounded by fibroblastic proliferation (shown

by yellow arrow).

The patient was prescribed Smg of prednisolone 2 tablets
TDS for 15 days and 500mg of naproxen twice daily for
15 days. Patient returned to the OPD for follow-up 5 days
later with reports of symptomatic relief. Genetic testing
was suggested, and patient was additionally referred to
physiotherapy. However, the patient became lost to
follow-up.




Table-1: This table shows the results of the blood
tests of the patient with their respective reference
ranges

Test Normal lab values Results
Hemoglobin 12 - 17 (g/dL) 12.5
Red blood cell Male: 4.3-5.9 4.9

million/mm?
Female: 3.5-5.5
million/mm?
Mean Corpuscular Volume 78 - 100 (fL) 83
White blood cell 4000 - 10500 (per 4210
microL)
Platelets 150000 - 400000 (per | 210000
microL)
Neutrophils 54 - 62 (%) 58
Monocytes 1-4(%) 1
Lymphocytes 25-33 (%) 28
Serum calcium 8.4 -10.2 (mg/dL) 9
Serum phosphate 3.4 -4.5 (mg/dL) 4.1
Serum parathyroid hormone 10 - 55 (pg/mL) 42
Erythrocyte ~ Sedimentation 0 - 20 (mm/hour) 5
Rate (ESR)
Alkaline Phosphatase (ALP) 40 - 130 (U/L) 97

DISCUSSION

Heterotopic ossification (HO) is described as the
development of extra skeletal bone in muscles and
soft tissues. The etiology of this condition can be
both genetic and non-genetic.® A typical case of non-
genetic HO depicts a young adult with a history of
local trauma, or prolonged immobilization after
spinal cord and traumatic brain injuries.” However,
there are rarer subtypes of HO that can be without
any history of trauma.® Middle-aged or late-onset HO
is an atypical MOP rarely documented in the
literature.’

The condition has been thought to be
associated with viruses like SARS-CoV-2 infection
(COVID-19) and influenza'®. The cause of this
association remains ambiguous. However, it may be
speculated that prolonged immobilization in patients
with COVID-19, as well as widespread inflammation,
may contribute to this relationship. In this regard,
Brance ML et al. detailed a case of a 55-year-old man
with late-onset MOP who developed sporadic painful
soft-tissue swellings and extensive HO after SARS-
CoV-2 infection’. Genetic testing in this individual
determined there to be no clinically significant
mutation associated with his disease. This
hypothesizes that sporadic or acquired factors, alike,
may act as causative agents for the development of
this disease.

Our literature review found a case of a 47-
year-old male patient with late-onset MOP, without a
preceding history of trauma or neurological disease.'!
The patient’s diagnosis of classic MOP was initially
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deferred due to the absence of characteristic big toe
abnormalities. However, a closer inspection of the
near-symmetrical pattern of HO seen in the deep
muscles made a clinical diagnosis of MOP-variant
possible. Our patient’s presentation is similar to the
case in many ways, particularly due to them both
having normal serum calcium, phosphate, alkaline
phosphatase, parathyroid hormone levels, and
erythrocyte sedimentation rate.

A case similar to ours in age, presentation of
disease, and delayed diagnosis was of a 54-year-old
woman with apparent MOP. The absence of classical
hallux valgus deformity features ended wup
significantly prolonging the time to assert MOP as
the patient’s official diagnosis.'?> Our patient, at 63,
along with the age of the woman in this particular
case, indicates that MOP may present in this age
group as well. This foregrounds that the age of
presentation of MOP is not definite and may vary.

The imaging diagnosis of MO 1is best
observed by a CT scan, especially in the mature stage
of the disease.”> MRI was the diagnostic modality
chosen in our case which tends to show heterogenous
signal intensity on T1-weighted areas of high signal
intensity delineating the presence of blood products.
T2-weighted hyperintensities are indicative of the
presence of granulation tissues, blood products and
edema. T2-weighted hypointensity may be suggestive
of hemosiderin and calcium deposits.'> Data on
treatment options available for the disease remain
vague. Corticosteroids can be given as a short course
within 24 hours of a disease flare-up.'* NSAIDS and
physiotherapy are the mainstay of management. One
study demonstrated surgical excision to be of value to
a patient with atypical MOP. However, this excision
did not reduce the intensity or the progression of the
disease. Further research is warranted in this regard.!!

CONCLUSION

Adult-onset Atypical MOP is an under-reported and
under-studied  condition that presents  with
progressive heterotopic ossifications in deep muscles.
Our case demonstrates how the rarity and variability
of the disease, lead to a diagnosis that can take a
significant amount of time to diagnose. The factors
that lead to the late-onset or sporadic manifestations
of the disease remain vague, with some associations
having been made but not comprehensive enough to
look for as risk factors. Further research is required to
elucidate the complexities of MOP, its diagnosis,
prognosis and treatment options. Our case serves to
augment and amplify discourse about this scarcely
reported condition.
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