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Hemangioma of the hyoid bone: a rare case report

G. Saqulain, M.M. Khan

Hiyoid kemik hemanjiyomu: Nadir bir olgu sunumu

Bu yazida 30 yasindaki erkek bir hastada ilk kez tespit edilen
hiyoid kemik hemangioma olgusu sunulmaktadir. Kemik he-
manjiyomlari vaskuler kaynakli benign timaorlerdir. Primer kemik
hemanjiyomlari nadir timoérlerdir ve tim kemik neoplazilerinin
% 1'den daha az bir kismini olustururlar. Kemik hemanjiyomlari
en sik vertebralarda ve daha sonra da kraniyal ve maksillofasiyal
kemiklerde tespit edilir. Hemanjiyomlarin uzun ve kisa ttbuler
kemiklerde ve kaburgalarda gorilmesi oldukca nadirdir. Litera-
tlr taramasinda hiyoid kemik kaynakli hemanjiyom olgusuna
rastlanmamistir. Hiyoid kemik hemanjiyomunun tedavisi cerrahi-
dir. Prognoz iyidir ve nuks nadirdir.

Anahtar Sézciikler: Hiyoid kemik, hemanjiyom, primer kemik
neoplazisi.
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Abstract

In this article, the first documented case of hemangioma of the
hyoid bone in a 30-year-old male is reported. Bone heman-
giomas are benign tumors of vascular origin. Primary bone
hemangiomas are uncommon tumors. They constitute less than
1.0% of all bone neoplasms. Bone hemangiomas are most
commonly found in the vertebral column followed by the cra-
nial and maxillofacial bones. The occurrence of hemangiomas of
long and short tubular bones and ribs is extremely rare.
Literature search did not reveal any case of hemangioma arising
from the hyoid bone. Treatment of the hyoid bone heman-
gioma is Surgery. The prognosis is good and recurrence is rare.

Key Words: Hyoid bone, hemangioma, primary bone neo-
plasm.
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Introduction

Haemangiomas are benign vascular lesions with
4 histological variants: cavernous, capillary, arteri-
ovenous and venous. Bone hemangiomas consti-
tute less than 1% of all primary bone neoplasms.'?
They are predominantly of cavernous and capillary
varieties. They occur most frequently in the verte-
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bral column followed by the craniofacial skeleton
and the long bones."? Involvement of other sites is
extremely rare. In this study, we present the first
documented case of hemangioma of the hyoid
bone. Also we present the clinical and histological

features of the case and our management strategy.

Case Report
Clinical data

A 30-year-old male presented to the ENT
Department of Capital Hospital, Islamabad, with
five months history of a slowly enlarging swelling in
the right submandibular region with no other symp-
toms. On examination an 8 x 5 cm, ovoid, mass was
noted in the right submandibular region extending
to the retromandibular area (Figure 1). There was
no redness over the swelling and on palpation no
tenderness or pulsation was noted. The swelling

was firm in consistency with well defined, rounded

Figure 1. Mass in submandibular region extending to the retro-

mandibular area.

margins and appeared to move with the movement
of the hyoid bone. Cranial nerve examination

revealed no neurological deficit.

Routine investigations were all normal. Fine nee-
dle aspiration cytology (FNAC) was attempted with-
out success. Computed tomography (CT) scan, of
the head and neck region, showed an ill defined,
heterogenous, enhancing mass in the right sub-
mandibular area with erosion and expansion of the
hyoid bone and extension to the right parapharyn-
geal space (Figure 2). A Magnetic resonance imag-
ing (MRI) scan showed a well defined, iso-intense,
moderately enhancing mass lesion measuring 3.2
cms x 2.2 cms, occupying the right retromandibular
region, attached to the hyoid bone and pressing on
adjacent structures (Figure 3). The mass showed
heterogeneous signal on T2W1 sequence. No signif-
icant lymphadenopathy was noted and the rest of

the neck appeared unremarkable.

' 51215]
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Figure 2. Pre-operative axial computed tomography imaging
demonstrating ill defined, heterogeneous enhancing (1)
and remaining hyoid bone (2).
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Pre-operative MRI scan showing a well defined, iso-
intense, moderately enhancing mass lesion (1) presenting
on adjacent structures

Figure 3.

The case was discussed with our pathologist and
an excision biopsy was planned. Under general
anesthesia and endotracheal intubation, the mass
was approached through an incision 2 cm below the
mandibular margin. On exposure, a hard ovoid mass
with well defined rounded margins was encoun-
tered arising from the hyoid bone (Figure 4). The
mass appeared to be extending to the surrounding
soft tissue and adhered to the submandibular gland
and surrounding muscles with no definite invasion.
The mass was removed in toto including part of the
hyoid bone. The post operative period was unevent-
ful with no palsies. Fifteen months after surgery, the
patient remained free of tumor recurrence; he was

subsequently lost to follow-up.

Figure 4. Operative photograph showing an ovoid mass (arrow)
with well defined rounded margins arising from the hyoid
bone with no extension into the surrounding soft tissue.

Pathological findings

Gross examination of the specimen revealed a
bony mass measuring 4.5x3x1.5 ¢cm (Figure 5). This
was bisected after decalcification. Its cut surface was
bony in appearance and showed dark brown and
grayish white areas (Figure 6). Representative sec-
tions were taken and routinely processed. The
slides were stained using hematoxylin and eosin.
Microscopic examination revealed proliferation of
thin walled blood vessels lined with a single layer of
endothelial cells interspersed with trabeculae of
mature bone (Figure 7). The lumina of the blood
vessels were filled with red blood cells. The marrow
showed fibrosis. There was no evidence of malig-
nancy. These features are compatible with heman-
gioma of the hyoid bone.
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Figure 5. Specimen showing bony mass measuring 4.5 x 3 x 1.5 cm.

I A T
2 13

Figure 6. Cut surface of the specimen is bony in appearance and
showed dark brown and grayish white.

Discussion

Primary vascular tumors of bone are rare.
Hemangiomas are benign vascular lesions with four
histologic variants: cavernous, capillary, arteriove-

nous and venous. Clinically significant symptomatic

bone hemangiomas constitute less than 1% of all
primary bone neoplasms.'? They are predominantly
of the cavernous and capillary varieties and occur
most frequently in the vertebral column followed
by the cranium.'? Autopsy studies have identified
them in the vertebrae of approximately 10% of the
adult population? They may also arise from the
maxillofacial skeleton including the mandible, max-
illa and frontal and nasal bones?* Rare lesions
involving the zygomatic bone, orbital roof, ptery-
goid process, and temporal bone have been report-
ed.” On a review of the literature this appears to be

the first report of hemangioma of the hyoid bone.

Hyoid bone is an uncommon focus for the solid
primary lesions. The reported cases include in addi-
tion to a handful cases of chondroma,” chon-
drosarcoma,'*” osteoma and osteosarcoma'" rare
cases like giant cell tumor,* aneurismal bone cysts,?*'
and plasmacytoma;* all of which need to be consid-

ered in the differential diagnosis.

Bone hemangiomas are slow growing lesions
occurring typically in women in the fourth and fifth
decades of life? The lesions in the craniofacial
region are usually asymptomatic, presenting with
painless facial swelling.? The male to female ratio is
about 2:3.° The reported case occurred in a male.
However, like the craniofacial lesions it also slow

presented as an asymptomatic slow growing tumor.

About the diagnosis, plain radiology is useful for
evaluation as the first-line imaging modality in most
cases. The lesion can be appreciated as a round
opaque mass which may show a prominent trabec-
ular pattern or may present with a non specific pat-
tern. However CT and MRI are the imaging tech-
niques of choice because they can clarify the tumors
origin and extension. The computed tomographic
appearance of hemangioma of the hyoid bone is

classically of expansile, well-circumscribed areas of
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rarefaction with a sunburst pattern of trabeculation
radiating from a common center. When viewed en
face or on axial views, a honeycomb or soap-bubble
configuration is characteristic.

On MRI scan the signal characteristics are vari-
able. The lesion usually appears mottled and hetero-
geneous. Symptomatic tumors usually show loss of
fat and exhibit a low signal on T1-weighted images
and a high signal on T2-weighting.

Histopathologic confirmation of the tumor is the
definitive method for diagnosis.! An FNAC&incision
biopsy can be difficult or even unsuccessful,
depending on tumor consistency. Though heman-
giomas have variable histologic features, capillary
and cavernous hemangiomas are composed of thin
walled blood filled vessels lined by a single layer of
flat, cytologically bland endothelial cells. The vessels
permeate the marrow and surround preexisting tra-
beculae.’

The management consists of accurate diagnosis
and surgical excision. The treatment of choice is the
complete removal of the lesion along with its cap-
sule and a wide enough border of healthy hyoid
bone or total hyoidectomy. The hyoid bone pro-
vides attachment to muscles of the tongue and is
also attached to the thyroid cartilage via the extrin-
sic laryngeal muscles and thyrohyoid membrane.
Thus hyoidectomy along with tumor removal may
result in changes in phonation and swallowing.
However our patient did not develop any such
symptoms as only partial hyoidectomy was per-
formed. Radiotherapy and chemotherapy have no
therapeutic role. The prognosis is good with a low
recurrence rate.’

Conclusion

The first documented case of hemangioma of
hyoid bone origin that manifested as submandibu-

Figure 7. Histopathologic findings (HE x400). Bony trabeculae (1).
Thin walled blood vessels (2) lined by single layer of
endothelial cells and filled with RBCs.

lar mass in a male patient of 30 years with no other
complaint is presented. Primary hemangiomas of
bone origin are uncommon benign neoplasms and
have not been reported in world literature. For the
diagnosis CT scan and/or MRI are required. Also
histopathological evaluation is necessary for the
definitive diagnosis. The differential diagnosis is
from chondroma, chondrosarcoma, osteoma,
osteosarcoma, giant cell tumor, aneurismal bone
cysts and plasmacytoma. Surgical excision of the
tumor including hyoidectomy (partial or total)
should be performed.
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