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ABSTRACT

Intramuscular hemangiomas (IMHs) occur when the prolifera-
tion of blood vessels is found between the skeletal muscle
fibers, and they account for less than 1% of all hemangio-
mas. We report two cases of IMHSs in the rare locations like
tongue and temporalis muscle. These hemangiomas should
be considered in a differential diagnosis of the soft tissue
masses. Radiology plays a pivotal role in the diagnosis of
these lesions.
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INTRODUCTION

Hemangioma is a benign soft tissue lesion occurring
most commonly in the skin and subcutaneous tissues."
Hemangiomas are hamartomas rather than true neo-
plasms and are generally composed of vascular spaces
arising from endothelial cells and not by grouping of
nearby vascular channels.? When the proliferation of
blood vessels is found between skeletal muscle fibers,
such lesions are called intramuscular hemangioma (IMH),
which account for less than 1% of all hemangiomas.®> A
total of 15% of IMHs occur in the head and neck region.*
Approximately 90% of IMHs occur before the third
decade of life, with no sex predilection.” Phleboliths are
calcified thrombi that are a characteristic feature of hem-
angiomas, occurring in 15 to 25% of IMHs.* Because of
their rarity and unspecified presentations, more than 90%
of cases are misdiagnosed before surgery.” Although stan-
dard radiographs are simple and constitute an important
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tool in diagnosing the phleboliths associated with hem-
angiomas, other diagnostic imaging modalities, such
as computerized tomography (CT), magnetic resonance
imaging (MRI), and ultrasound, also play a substantial
role in the diagnosis of IMH.®

We present two cases of IMH. The first was found
in the tongue of a 29-year-old man, and the second case
presented as a painless mass in the left temporal region
of a 32-year-old man.

CASE REPORTS
Case 1l

A 29-year-old man in good general health presented
with a complaint of swelling on the tongue since 8 years,
which gradually increased in size to attain the present
dimensions (Fig. 1). He did not report any pain, bleeding
associated with the swelling, nor any history of trauma
to the tongue. He did not report any difficulty in mastica-
tion, speech, breathing, altered taste, or general sensation.
His medical and family history was unremarkable. On
intraoral examination, a bluish swelling approximately
3 x 3 cm in size was present on the right side of dorsum
of the tongue. It was nontender, fluctuant, compressible
with no surface ulcerations. There were no bruits or pulsa-
tion present. No anesthesia or paresthesia was reported.
Diascopy revealed blanching of the lesion, and other oral
findings were not significant, giving a provisional diag-
nosis of a vascular lesion.

Fig. 1: Clinical picture of swelling on the dorsum and the right
ventral aspect of tongue
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Fig. 2: Ultrasound examination showing lesion with multiple vascular
spaces having slow flow and few phleboliths of tongue on right side
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Fig. 4: Clinical picture of follow-up at 2 and 9 months

Panoramic radiograph showed small numbers of round
target-like radiopacities projected over the right body of
mandible, representing phleboliths present in tongue.
Ultrasound examination showed a mass lesion measuring
4.2 x 2.6 x 2.8 cm with multiple vascular spaces having
slow flow and few phleboliths involving the right side of
the tongue (Fig. 2). Although MRI was advised, patient
did not go for it because of financial constraints. Surgical
excision was done under general anesthesia without much
bleeding, and postoperative period was uneventful (Fig. 3).
Histopathology examination showed proliferation of vas-
cular capillaries within the muscle tissue, leading to the
diagnosis of IMH. The patient has since been on follow-up
and has shown no signs of recurrence or any other changes
(Fig. 4). His speech and tongue movements are normal.

Case 2

A 32-year-old man presented with a bulge in the left tem-
poral region that had been gradually increasing in size
during the last 2 years (Fig. 5). There were no trauma or
any associated symptoms. Examination revealed a soft,
nontender swelling measuring 2 x 2 cm in the left temporal

Fig. 3: Intraoperative picture and the excision lesion

Fig. 5: Clinical picture showing bulge in the
left temporal region

region. The overlying skin was normal. Ultrasound and
color Doppler examination revealed a well-defined het-
erogeneous echotexture lesion with internal vascularity
measuring 2.7 x 1 cm in the left temporalis muscle (Fig. 6).
Magnetic resonance imaging scan showed a well-defined
altered signal intensity lesion measuring 1.1 x 1.4 x 3.0 cm,
which was hypointense on T1-weighted image and hetero-
geneously hyperintense on T2-weighted image showing
brilliant postcontrast enhancement within the substance
of left temporalis muscle (Fig. 7). Thus, diagnosis of IMH
was formulated. Surgical excision was advised, but patient
opted for treatment at a later date.

DISCUSSION

Intramuscular hemangiomas represent 0.8% of all benign
vascular neoplasms.> About 15% of them occur in the
head and neck region,* with the masseter muscle being
the most common site, followed by the trapezius and ster-
nocleidomastoid muscles.” Intramuscular hemangiomas
of the tongue and temporalis muscle are extremely rare.
A thorough search of literature yielded 5 and 24 cases®
of IMH of tongue and temporalis muscle respectively.
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Fig. 6: Color Doppler showing a well-defined heterogeneous
echotexture lesion with internal vascularity in the left temporalis
muscle

Intramuscular hemangiomas were first labeled by Liston
in 1843, and classified in 1972, by Allen and Enzinger
depending on the vessel size.” The capillary variant is
most common, which represents 68% of IMHs followed
by the cavernous and mixed type with an occurrence of
26 and 6% respectively.'’

Intramuscular hemangiomas rarely display clinical
symptoms or signs that reveal their vascular nature.
There are usually no overlying skin changes, although
there may be occasional reddish-blue discoloration.
Thrills, bruits, compressibility, and pulsation are usually
absent; however, pain canbe a feature.! The formation of
phleboliths causes no symptoms. Phleboliths are intravas-
cular calcifications, which consist of a mixture of calcium
carbonate and calcium phosphate salts.'® Radiologically,
they have either a radiolucent or a radiopaque core, and
repetition of this calcification causes an onion peel-like
appearance or concentric rings.® Plain radiographs can
show soft tissue calcifications. In addition, other diag-
nostic imaging modalities, such as ultrasound, CT, MRI,
are adjuncts in preoperative diagnosis for this lesion.'?
Ultrasonography should be the first imaging modal-
ity. Color Doppler sonography is especially useful to
demonstrate the vascular structures in and around the
muscle and has the potential to assess the pathological
changes. They present with a well-defined hypoechoic
mass with heterogeneous echotexture.”> Computerized
tomography scan can show the mass as isodense to the
skeletal muscle with decreased attenuated areas, and
it also demonstrates any calcification or ossification if
present.!®> Magnetic resonance imaging is considered
the most useful imaging modality, which demonstrates
hyperintensity on T2-weighted images and isointensity
on Tl-weighted images.'?

Management of IMH should be individualized to its
size, growth rate, anatomic accessibility of the tumor, age
of the patient, and cosmetic and functional considerations.

Fig. 7: Magnetic resonance imaging scan showing a well-defined
altered signal intensity lesion which is hypointense on T1-weighted
image with brilliant postcontrast enhancement within the substance
of left temporalis muscle

Many forms of treatment modalities have been suggested,
including cryotherapy, radiotherapy, sclerosing agents,
and steroids, but the ideal treatment is complete excision
of the tumor, thereby eliminating the phlebolith.® Local
recurrence rates range from 9 to 28%.”

CONCLUSION

Intramuscular hemangioma occurring in two unusual
locations is reported. Clinical differential diagnosis of
soft tissue mass lesions should include vascular lesions.
Appropriate imaging should be advised prior to surgical
intervention.
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