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Oral Hemangiom with Multiple Phleboliths

Cok Sayida Flebolitle izlenen Oral Hemanjiyom

Merve Hacer DURAN?,

Stimeyye COSGUN BAYBARS?

“Department of Oral and Maxillofacial Radiology, Firat University Faculty of Dentistry, Elazig, Tiirkiye

This case report was presented as an oral presentation at Sivas Cumhuriyet University 1 International Dentistry Congress, November 23-25, 2021, Online.

ABSTRACT Hemangioma is a rare, non-reactive, benign vascular
tumor, characterized by endothelial cell proliferations and results from
vascular malformation. Hemangioma mostly occurs on head and neck
skin and regresses spontaneously within 5-10 years in 50-90% of cases.
However, oral lesions show less regression than skin lesions. The most
commonly affected area is tongue and palatal mucosa, and rarely ob-
served in jaw bones. Diagnosis is based on anamnesis and clinical fea-
tures. Blanching of the hemangioma under pressure is characteristic
clinical finding. Phlebolith is calcified thrombus in veins, venules and
sinusoidal walls of hemangiomas. Head and neck phleboliths almost
always indicate the soft tissue hemangioma. Phleboliths observed with
hemangioma in head and neck region have distinctive appearance on
panoramic radiographs. Cone-beam computed tomography provides
useful information about location and distribution of phleboliths. In this
case report, clinical and radiological features of oral hemangioma and
many associated phleboliths are presented.
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OZET Hemanjiyom, endotelyal hiicre proliferasyonu ile karakterize,
non-reaktif, vaskiiler malformasyon sonucu olusan iyi huylu ve nadir
bir vaskiiler timordiir. Hemanjiyomlar ¢ogunlukla bas boyun bolge-
sinde goriiliir ve vakalarin %50-90’1nda 5-10 yil i¢inde kendiliginden
geriler. Ancak oral lezyonlar deri lezyonlarina gére daha az gerileme
gosterir. En sik etkilenen bolge dil ve damak mukozasidir ve ¢ene ke-
miklerinde nadirdir. Tan1 anamnez ve klinik 6zelliklere dayanir. He-
manjiyomun basing altinda beyazlamasi karakteristik bir klinik
bulgudur. Flebolit, venlerde, venullerde ve hemanjiyomlarin siniizoidal
duvarlarinda bulunan kalsifiye trombiistiir. Bas ve boyundaki flebolit-
ler neredeyse her zaman yumusak doku hemanjiyomuna isaret eder.
Bas-boyun bolgesinde hemanjiyomla birlikte izlenen flebolitler, pano-
ramik radyografilerde belirgin bir goriiniime sahiptir. Konik 1gml bil-
gisayarli tomografi, flebolitlerin yeri ve dagilimi hakkinda yararh
bilgiler saglar. Bu olgu sunumunda oral hemanjiyom ve iligkili bircok
flebolitin klinik ve radyolojik 6zellikleri sunulmaktadir.

Anahtar Kelimeler: Hemanjiyom; flebolit;
konik 151nl1 bilgisayarli tomografi

Hemangioma is the most common benign vas-
cular tumor of infancy and develops due to endothe-
lial cell proliferation. Hemangioma mostly occurs on
head and neck skin and regresses spontaneously
within 5-10 years in 50-90% of cases. However, oral
lesions show less regression than skin lesions. He-
mangiomas are divided into superficial and deep sub-
groups. Superficial ones are defined as capillaries,
deep ones as cavernous and mixed. Blanching of the
hemangioma under pressure is characteristic finding.

Hemangiomas are more common in women. The
most commonly affected area is the tongue and
palatal mucosa, and it is rarely observed in the jaw
bones. Hemangiomas are usually asymptomatic but
there is a bleeding risk. Diagnosis is based on anam-
nesis and clinical features.!

Phleboliths are calcified thrombi found in veins,
venulesor sinusoidal veins of hemangiomas (espe-
cially cavernous type). Head and neck phleboliths are
almost always sign of hemangioma.’
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RADIOGRAPHIC CHARACTERISTICS OF
PHLEBOLITHS

Phleboliths are defined oval/round structures with
concentric radiolucent or radiopaque laminations on
planar radiographs.” In maxillofacial region, phle-
boliths are usually observed multiple, randomly dis-
tributed radiopaque structures with various shapes and
sizes. Conventional radiographs such as panoramic ra-
diography (OPG) are useful for detecting phleboliths
but they have some limitations include superpositions
and magnifications in structures.’ In cone-beam com-
puted tomography (CBCT), phleboliths are round or
oval-shaped, well-circumscribed lesions can increase
up to 6 mm in diameter. The internal structure may be
homogeneously radiopaque but commonly has lay-
ered appearance which giving phlebolith “bull’s-eye”
or “target-like” appearance.’

I CASE REPORT

59-year-old, healthy female patient applied to our
faculty for dental treatment. Extraoral examination
revealed a mass located on lower left side of face be-
tween lip corner and lower mandibular border, pain-
less on palpation, diffuse and causing malformation.
Facial asymmetry and bluish-purple discoloration of
skin were present. There was no pulsation and lym-
phadenopathy. It was learned that lesion was noticed
at birth and its size increased with age (Figure 1).

Intraoral examination revealed hemangioma lo-
cated towards ramus from involved buccal mucosa
with diffuse swelling, bluish-purple discoloration.
Lesion was moderately-firm and non-pulsative. There
was no pain on palpation (Figure 2).

FIGURE 1: Hemangioma causing bluish-purple skin discoloration, malfor-
mation and facial asymmetry.

FIGURE 2: Hemangioma with diffuse swelling and bluish purple discoloration
from the buccal mucosa to the ramus.

FIGURE 3: Multiple, irregular, target-like radiopaque calcifications in the left
mandible and maxilla on panoramic radiography.

OPG showed multiple, target-like radiopaque
calcifications in left mandible and maxilla that irreg-
ularly located, varying 3-6 mm in diameter (Figure
3). Calcifications were thought to be lymph node cal-
cifications or sialolith, which other calcifications
likely seen in same region. Due to presence of oral
hemangioma and multiple, irregulary distrubution of
layered calcifications, preliminary diagnosis of phle-
bolith and differential diagnosis with other calcifica-
tions was made.

Localization, number, shape, distribution, and
type of calcification must be accurately evaluated to
make accurate diagnosis and determine the treatment
requirement. Thereby, three-dimensional CBCT was
taken and analyzed in coronal, axial and sagittal sec-
tions. On CBCT sections, layered lesions with round-
oval shape, 3-6 mm in diameter, regular borders and
target-like appearance were determined. Multiple
phleboliths were confirmed in CBCT (Figure 4).

The patient had no functional or aesthetic com-
plaints, she was followed-up. Informed consent was
obtained that her records could be used in research.
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FIGURE 4: Round and oval shaped, 3-6 mm in diameter with regular borders and target-like appearance of phleboliths in coronal, axial, sagittal cone-beam com-
puted tomography sections and three-dimensional reconstruction.

I DISCUSSION

Hemangioma is the most common soft tissue tumor
of childhood.* Its incidence in head and neck is 60%,
also in Caucasian race, women, low birth weight, pre-
mature babies are more likely to be seen. Research
have shown that its incidence increases in conditions
such as advanced maternal age, multiple pregnancy,
placental anomalies and preeclampsia.” Heman-
giomas cause symptoms include swelling, pain and
color change.® Hemangioma shows pigmentation,
fluctuation and pulsation. Since hemangioma is vas-
cular lesion, turns white when pressure is applied on.”
In our case, there was a hemangioma caused diffuse
swelling and bluish-purple discoloration on left cheek
and oral mucosa.

Phleboliths are calcifications formed by pre-
cipitation of calcium salts after thrombus organiza-
tion which formed as a result of occlusion in
vein/venules.” In our case, hemangioma was observed
with multiple phleboliths. Multiple, round/oval,
bull’s eye or target-like lesions are typical radio-
graphic appearance of phleboliths. Sivrikaya et al. re-
ported a multiple giant phleboliths case and reviewed
literature, they stated the phlebolith diameters were
between 1-60 mm.® Phleboliths can be seen in mag-
netic resonance imaging (MRI), ultrasonography
(USG), computed tomography (CT) and CBCT.’
Contrast-enhanced CT is excellent to reveal phle-
boliths.” Hemangiomas usually appear as masses with
prominent phleboliths on tomography. Hemangiomas
show hyperintensity on T2-weighted and isointensity
on T1-weighted MRI.>!° Phleboliths appear nodular
structures without contrast on T1-weighted MRI with
contrast and hyperintense structures on T2-weighted
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MRI."USG is inexpensive, noninvasive method and
phleboliths are seen as multiple hyperechoic areas
within the mass.?

Today, CBCT is widely used for maxillofacial
imaging due to its lower radiation dose and high res-
olution compared to CT. Sometimes harmless calci-
fications can be misdiagnosed, causing unnecessary
treatment and costs to patients. The most important
criteria in diagnosis of calcifications are: location,
distribution, number and shape. Dystrophic calcifi-
cation in certain tissues may indicate systemic con-
dition and may be indicative of potentially more
threatening condition.!' Therefore, phleboliths de-
tected on OPG were examined in more detailed
CBCT.

Many treatment modalities have been advised
for hemangiomas include cautery, cryotherapy, ra-
diotherapy, sclerosing agents. Sclerosing agents have
high response rate, cost-effective, easily obtain. Intra-
lesional injection of 3% sodium tetradecyl sulphate
has been used many years for varicose veins, hemor-
rhoids and hemangioma treatment.'? Oral propranolol
was used to treat heart failure in patients with he-
mangioma, regression of hemangioma was observed
incidentally and led to use of this drug in heman-
gioma treatment. Subsequently, case reports and tri-
als have been published, it has been preferred as
first-line therapy because of its effectiveness.'® Reis
et al. evaluated the efficacy of topical beta-blockers in
patients with superficial hemangioma and stated that
topical timolol is promising because its easy to use,
systemic side effects are rarely seen and it causes sig-
nificant regression.'* Since our patient did not have
functional and aesthetic complaints, she was fol-
lowed-up.
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In conclusion, phleboliths observed with he-
mangioma in head and neck are soft tissue calcifica-
tions have distinctive appearance on panoramic
radiographs. CBCT provides useful information
about location and distribution of phleboliths, as its
cost-effective, has lower radiation dose and higher
spatial resolution than CT.
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