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Proliferative myositis arising in the tongue
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Abstract

We describe a rare case of proliferative myositis affecting the lateral border of the tongue. The site of the lesion
and its gross pathological presentation were highly suggestive of a malignant process. Subsequent biopsy and
characteristic histological appearance led to the diagnosis of this benign condition. This is the first reported case
of a painful presentation of proliferative myositis involving the tongue. This report serves to remind the head
and neck surgeon of the need to obtain histological diagnosis of malignancy before embarking upon radical
surgical treatment. We recommend careful follow-up to ensure complete resolution of the lesion.
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Introduction

Proliferative myositis is an uncommon benign reactive
process affecting muscle and often associated with
proliferative fasciitis.' > The condition usually involves
the flat muscles of the trunk and shoulder but distinct cases
involving the head and neck have been described in the
literature.® It usually presents as a rapidly growing nodular
lesion with characteristic pathological appearance. Local
excision is usually curative. We report a case of pro-
liferative myositis involving the lateral tongue border with
an atypical presentation leading to an initial suspicion of
malignancy.

Case report

A 46-year-old lady previously well was admitted to
hospital with an acute psychotic episode and a lobar
pneumonia having been found in the streets eating mud.
Her past psychiatric history included deliberate self-harm,
alcohol and drug dependency. She was a heavy smoker of
40 cigarettes a day. On presentation, she complained of
tongue pain and was initially diagnosed with a bacterial
mucositis of the oral cavity involving the tongue. Her
symptoms failed to settle on antibiotic therapy and her
tongue pain increased interfering with her speech and
swallowing.

She was referred for an urgent otorhinolaryngology
opinion. Examination revealed a tender, large ulcerated
lesion located on the left lateral border of the tongue
(Figure 1). There was a similar but smaller lesion on the
right side. Examination of the neck revealed bilateral
cervical lymphadenopathy. The history of smoking and
alcohol abuse coupled with the clinical appearance led to
the provisional diagnosis of squamous cell carcinoma of
the tongue. An examination under general anaesthetic
confirmed the presence of an ulcerating lesion of the
tongue. Biopsies were taken and sent for histological and
microbiological analysis. Rigid endoscopic examination of
the upper aerodigestive tract was otherwise normal.

Light microscopy demonstrated surface ulceration with
granulation tissue underlying chronic inflammation with
degeneration of striated muscle cells. Many cells demon-
strated a ganglion-like appearance which is characteristic
of this condition (Figure 2). No evidence of dysplasia or
malignancy was seen. Microbiology staining and culture
for bacteria and fungi was negative.

Following treatment for the acute psychotic state the
patient was advised on regular oral hygiene and the
importance of avoiding further trauma. Strong analgesics
were prescribed to control pain. The patient was followed
up closely in the out-patients department to ensure
resolution of the lesion. At her last visit, three months
post-presentation, she was asymptomatic and her tongue
lesion had resolved completely.

Fic. 1

Proliferative myositis arising in the left lateral border of the
tongue. The arrow points to the raised and ulcerated
appearance of the lesion.
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FiG. 2

Ganglion-like cells typical of proliferative myositis (arrow)
(H&E; x400).

Discussion

Proliferative myositis is an uncommon benign condition
usually affecting the flat muscles of the trunk and shoulder.
It is an intramuscular reactive proliferative process seen in
conjunction with a proliferative fasciitis.'? It was first
described by Kern in 1960 as a pseudosarcomatous
process.*

Typically, proliferative myositis occurs as a rapidly
growing nodular lesion, which is not painful nor tender.
It is generally seen in the over-45 age group. Grossly,
lesions are poorly demarcated with scar-like induration.
Microscopically, spindle cells with numerous ganglion-like
or rhabdomyoblast-like cells and proliferating fibroblasts
with circumferential vessel fibrosis are present. Occasional
osteoid formation is seen. Notably, muscle bundles show
atrophy with no attempt at regeneration. The majority of
cells are vimentin and actin positive.'

Differential diagnosis includes rhabdomyosarcoma,
nodular fasciitis, fibromatosis and focal myositis. In the
tongue, myositis has been confused with squamous cell
carcinoma, clinically and histologically.® One report
describes an initial diagnosis of proliferative myositis
based on biopsy findings but was subsequently revised to
desmoplastic squamous cell carcinoma following electron
microscopy studies.®

The clinical features seen in this case initially suggested
a carcinoma of the tongue, however, the correct diagnosis
was made by the typical histological findings on biopsy.
Therefore, a diagnosis of proliferative myositis affecting
the tongue should be made with care based on character-
istic histological appearance and with follow up to ensure
resolution of the lesion.

Although originally documented in the extremities,
awareness has led to the diagnosis of proliferative myositis
in other areas including the head and neck.’” A review by
Dent et al.’ showed 10 per cent of cases arose in the head
and neck region. The majority involved the sternocleido-
mastoid and masseter muscles.

Only one case has been described involving the tongue.’
This was an incidental finding involving the dorsum of the
tongue in the absence of trauma and treated with an
excision biopsy. The current case contrasts with the
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previous report in several ways emphasizing the variability
in clinical appearance of proliferative myositis in the
tongue.

The painful ulcerated presentation described in this
report is atypical for proliferative myositis, which is usually
seen as a painless nodular lesion. Trauma caused by
chewing mud whilst the patient was in her acute psychotic
state was felt to instigate the disease process and may have
contributed a secondary inflammatory component. In the
series by Dent et al® trauma has been suggested as an
aetiological factor in 30 per cent of the cases.

The reported head and neck cases of proliferative
myositis were all treated by complete or partial excision
with no evidence of recurrence. The current case resolved
completely with attention to oral hygiene along with
adequate control of the patient’s acute psychotic state. At
follow-up there has been no evidence of recurrence of
disease.

Conclusion

Proliferative myositis is an uncommon condition, rarely
involving the head and neck region.

The clinical presentation described in this report
demonstrate atypical features of proliferative myositis
that raised the possibility of a malignant disease process.

Accurate diagnosis relies on characteristic histopatho-
logical findings and complete resolution of the lesion.

We hope that this report serves to highlight the care
needed in diagnosing proliferative myositis. If correctly
identified this is a condition easily treated. The authors
suggest careful follow up to ensure complete resolution of
the lesion, otherwise repeat biopsy is recommended.
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