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Case Report

Rare cavernous haemangioma of the oral cavity with numerous phleboliths

Maryam Alsadat Hashemipour DDS, MSc!

Abstract

Hemangiomas are tumors of blood vessels identified by rapid endothelial cell proliferation in early infancy followed by
involution over time. All other abnormalities are malformations resulting from anomalous development of vascular
plexuses. This lesion in the oral cavity is not common. Despite its benign origin and behaviour, it is always of clinical
importance to the dental profession and requires appropriate management. This paper reports a rare case of cavernous

hemangiomaof base of tongue, buccal mucosa and floor of mouth with extensive phleboliths in a 64-year-old male.
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ly misused to describe a large number of

vasoformative tumors.'These lesions
represent the most common growths in infancy
and childhood, and may vary from small inno-
cent birthmarks to large disfiguring tumors.23
Hemangiomas usually appear 2-4 weeks after
birth; grow rapidly till the age of 6-8 months
and then slowly develop. By age 5-8 years,
they start to involutes and spontaneously re-
gress in 70% of thecases.* There are many ways
to classify hemangiomas. According to Enzin-
ger and Weiss, hemangiomas are broadly clas-
sified into capillary, cavernous, and miscella-
neous forms like verrucous, venous, arteri-
ovenous haemangiomas, and so forth.5

The majority of haemangiomas involve the
head and neck. However, they are rare in the
oral cavity but may occur on tongue, lips, buc-
cal mucosa, gingiva, palatal mucosa, salivary
glands, alveolar ridge, and jaw bones.156 Fe-
males appear to have a slightly higher inci-
dence than males.”

Changes in blood flow dynamic within he-
mangiomas result in thrombus and phlebo-
liths. Phleboliths are calcified nodules that can
be regarded as a characteristic property of

I I 1 he term hemangioma has been common-
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venous or cavernous hemangiomas.8Phlebolith
formation reported as a characteristic feature
of hemangiomas was first described in the
splenic vein. Although hemangioma is a rela-
tively common lesion in the head and neck re-
gion, it is rarely associated with phlebolith in
the region.9Phleboliths are calcified thrombi
occur in venules, veins, or sinusoidal vessels of
hemangiomas involving the soft tissues adja-
cent to the jaws.They are always coincidental
with vascular stasis. They may occur singly or
as multiple calcifications, are usually small ra-
diopacities, may be round or oval, and always
coincidental with involving the soft tissues ad-
jacent to the jaws. When they are projected
over the mandibular bone or the periapices of
mandibular teeth, they may easily be confused
with sialoliths. They should also be differen-
tiated from salivary gland calculi, tonsilloliths,
calcified Ilymph nodes, soft tissue tumors, calci-
fication of arteries, antrolith, multiple milia-
ryosteomas of skin, myositis ossificans, calci-
fied acne and cysticerosis.10

After an extensive search of the English lan-
guage literature, only 23 cases of head & neck-
hemangiomas with phleboliths were properly
documented. Seven cases have been reported
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in buccal mucosa or cheek,11-16ten cases were in
the parotid, submandibular glands and sub-
mental, 724 one case was in the floor of the
mouth,® one case was in the hypopha-
rynx,®three cases were on masseter?-26 and one
case was in the parapharyngealspace.2Here,
we show a relatively rare and unusual case of
venous hemangiomas of base of tongue, buccal
mucosa and floor of mouth with extensive
phleboliths.

Case Report

A 64 year old man was referred to the depart-
ment of oral medicine, Kerman Dental School,
by his physician for evaluation of a swelling on
the left side of the tongue, buccal mucosa,
ridge of mandible and floor of mouth. Accord-
ing to the patient, this lesion was existed from
childhood and it had slowly increased in size.
For the past 3 months, the swelling in tongue
gradually developed causing dysphagia, re-
peated bleeding and speech problems. There
were no associated features of pain or fever.
The patient did not have systemic disease and
on physical examination, he appeared to be
healthy and of normal size and weight. The
rest of the general physical examinations were
within normal limits.

Oral examination demonstrated a 4.5 x 4.0
cm cobblestone soft tissue mass on the left side
of the tongue with diffuse margins and the le-
sion was occupying almost the whole anterior
2/3 of the tongue(Figure 1). Moreover, the buc-
cal mucosa, mandibular ridge, hard palate and
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floor of the oral cavity in the left side were in-
volved (Figure 2). The surface appeared to be
smooth and the mucosal covering was dark
purple in color with no break or ulceration that
blanched slightly under pressure. The lesion
was non-tender and firm in consistency. The
remainder of the oral examination was essen-
tially normal. No positive cervical lymphade-
nopathy could be detected. The skin of face
overlying the lesion had normal color. Aspira-
tion was done, which yielded only blood.

A panoramic X-ray of the area demonstrat-
ed 4.5 cm by 5.5 cm radiolucencyin the left side
of the mandible, with an ill-defined and irregu-
lar border. Furthermore, 17 radiopaque le-
sionsmeasuring between 2 to 10 mm we reseen
in the area of soft tissue(Figure 3).

A diagnosis of hemangiomas with differen-
tial diagnosis of an angiosarcoma, hemangi-
osarcoma, pyogenic granuloma and Kaposi’s
sarcoma was made. Under general anesthesia,
simple enucleating of friable tissue from left
cheek was performed. Blood transfusion was
not needed and no complications occurred.

Histological examination of the excised soft
tissue showed typical feature of hemangiomas
(Figure 4). Because we found phleboliths and
thrombus in the hemangioma, we diagnosed
this case as cavernous hemangiomawith phle-
bolithsintheoral cavity in accordance with
preoperative diagnosis. Unfortunately, since
the patient was referred by his physician, de-
spite repeated calls, he did not refer for further
treatment.

Figurel. A cobblestone soft tissue mass on the left side of the tongue(A,B)
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Figure 2. Soft tissue mass on the buccal mucosa and man
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dibular ridge (A), hard palate (B) and floor of the oral

cavity(C)

Discussion

Bormann first used the term hemangioendo-
thelioma in 1899.30In 1908, Mallory used the-
term malignant vascular tumor for this le-
sion.?! Stout described the histological fea-
tures of hemangiomas in 1944.32 Hemangi-
omasare the most common soft tissue tumor
of childhood'1333 and head and neck region
is the most common site for hemangiomas
development (about 60% of cases).?*To our
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Figure 4. Microscopically, specimen demonstrated

knowledge, we presented the first case of he-
mangiomas with multiple phleboliths in the
lingual, buccal mucosa, mandibular ridge,
hard palateand floor of oral cavity.

Lingual hemangiomas pose distressing
problems to thepatients, producing cosmetic
deformity, recurrenthemorrhage, and func-
tional problems with speaking, deglutition,
and mastication.®> Among the different sites of
head and neck hemangiomas, the tongue re-
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quires special consideration because of its sus-
ceptibility to minor trauma and consequent
bleeding and ulceration, swallowing difficulties
and breathing problem; although, the major
concern is cosmetic in most cases.3¢In our case,
no similar lesion was found in other body sys-
tems and the mouth was the only site for the
hemangiomas; whereas 20% of hemangiomas
are present at more than one site.3”

The clinical appearance of this tumor is simi-
lar to that of many other vascular tumors. The
hemangioma appears as soft mass, smooth or
lobulated, and sessile or pedunculated and may
vary in size from a few millimeters to several
centimeters. They are usually deep red and may
blanch on the application of pressure and if
large in size, might interfere with mastication.
Our case was clinically similar to those above
described. The differential diagnosis for our
case were angiosarcoma, hemangiosarcoma,
pyogenic granuloma and Kaposi’s sarcoma, that
consideringcourse of lesion (startedin child-
hood), lesion color (reddish purple), no bleed-
ing, multiple lesion in the mouth, positive dias-
copy and radiographic findings (phleboliths)
diagnosis of hemangiomas was made for it.

Hemangioma is characterized by increased
number of normal or abnormal vessels filled
with blood that by vascular tissue is connected
to an artery or vein. In some patients, it is likely
that the connecting vessel involved with stasis
or torque and in these people when this prob-
lem is resolved for reasons such as trauma, he-
mangiomagets larger in size.

Hemangiomas may be associated with cuta-
neous lesions, a strong diagnostic point. Malig-
nant transformation is not reported.ZThey may
rarely enlarge rapidly, causing local deformity
and loss of function. Though it is usually pain-
less, there are several reports of pain associated
with vascular tumors.33Because of the danger
of hemorrhage, aspiration and biopsy is not
recommended for diagnosis of hemangiomas;
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however, as way to diagnose this lesion it wa-
sused by many researchers.#041

Hemangiomas, because of their tendency to
involutes and regress spontaneously, are gener-
ally managed conservatively, usually by close
follow up and observation. Intervention is indi-
cated only if the lesion starts to bleed, ulcerates,
or interferes with function. Various treatment
methods have been reported, and there are still
controversies over the selection of different
treatment modalities. Several treatment modali-
ties are suggested for these lesions including
surgical, cryosurgery, intralesional administra-
tion of corticosteroids or sclerosant (sodium te-
tradecyl), radiotherapy, and embolization with
steel coil, gel foam, silicone beads or cyanoacry-
late. In contrast to vascular malformations, most
hemangiomas regress in response to medical
treatment or with conservative managements.404!

Cankaya et al. reported a hemangioma with
phleboliths in the sublingual gland.’®The re-
search methods such as clinical examination,
ultrasonography, computed tomography and
biopsywere used to detect Hemangiomas. Baba
and Kato reported a case of hemangioma with
phleboliths in the floor of the mouth and Dopp-
ler ultrasonography, CT, magnetic resonance
imaging (MRI) and biopsy was used to diag-
nose the lesion.80ther researches used similar

methods to diagnose hemangiomas with phle-
boliths.8121317-19,23,24,28 42

Conclusion

The hemangioma with phleboliths is a rare
tumor of the oral cavity. We present the first
reported case of cavernous hemangiomas oc-
curring in the oral cavity with phleboliths.
Hemangiomas with phleboliths should be con-
sidered in the differential diagnosis of swel-
lings of the oral cavity.
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