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CASE REPORT / OLGU SUNUMU

Antenatal sonographic diagnosis of diffuse cavernous hemangioma of

the uterus

Uterusun diffiiz kavern6z hemanjiyomunun antenatal sonografik tanisi

Aytiil CORBACIOGLU ESMER, Mehmet OZSURMELI, Atil YUKSEL, ibrahim KALELIOGLU, Recep HAS, Nevin BAKAR

ABSTRACT

Cavernous hemangioma of the uterus may be either localized
presenting as an endometrial polyp or a uterine mass mimicking
myoma, or as a diffuse mass in which most of the uterine wall is
composed of enlarged vascular spaces replacing the normal
myometrium. It is usually asymptomatic, but can present with
menometrorrhagia and infertility in gynecological practice, and
intra or postpartum bleeding or thromboembolism in obstetric
patients. Diffuse cavernous hemangioma can be seldom, identified
during routine antenatal ultrasonographic examination as the
thickened uterine wall composed of cavernous fluid-filled spaces
with turbulent flow. We present an antenatally diagnosed case of
diffuse cavernous hemangioma in which the fetus was severely
growth-restricted. Caesarean section was performed successfully
without any intra or postpartum hemorrhage.
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OZET

Uterusun kaverndz hemanjiyomu, endometriyal polip veya myoma
benzeyen bir kitle seklinde ortaya ¢ikabilecegi gibi (lokalize tip),
uterus duvarmda normal myometriumun yerini alan genis vaskuler
bosluklar seklinde de (diffiiz tip) gorilebilir. Genellikle
asemptomatiktir, ancak jinekolojik pratikte menometroraji ve
infertilite seklinde, obstetrik hastalarda ise intrapartum veya
postpartum kanama ya da tromboembolizm seklinde ortaya ¢ikabilir.
Diffiiz kavernéz hemanjiyom, tiirbiilan akim igeren kaverndz
bosluklarla dolu kalinlagsmis uterus duvari goriintiisiiyle, rutin
antenatal ultrasonografi incelemesi sirasinda nadiren saptanabilir.
Fetusta agir gelisme geriligi olan, sezaryen sirasinda ve sonrasinda
hemorajik komplikasyon gelismeyen ve antenatal dénemde tanist
koyulan bir diffiiz kavernéz hemanjiyom olgusu sunmaktay1z.
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Introduction

Hemangioma is a benign tumor originating from endothelial cells
of blood vessels or from the pericytes located on the outer side of
the vascular wall [1]. There are two types of hemangioma; the
capillary type is usually located on the skin, while cavernous
hemangioma can be found in the visceral organs such as the liver,
kidney and intestinal wall as well as on the skin, and in bone and
muscle [1]. Cavernous hemangioma of the uterus is a very rare
affliction and its exact incidence is not known. It may either be
localized presenting as an endometrial polyp or as a uterine mass
mimicking myoma, or as a diffuse mass in which most of the
uterine wall is composed of enlarged vascular spaces replacing the
normal myometrium [1-3]. Cavernous hemangioma of the uterus
is usually asymptomatic, but can present with menometrorrhagia
and infertility in gynecological practice, and intra or postpartum
bleeding or thromboembolism in obstetric patients [1-4]. More
seldom, diffuse cavernous hemangioma can be identified during
routine antenatal ultrasonographic examination as the thickened
uterine wall composed of cavernous, fluid- filled spaces with
turbulent flow [2].

We present an antenatally diagnosed case of diffuse cavernous
hemangioma in which the fetus was severely growth-restricted and
Caesarean section was performed successfully without any intra or
postpartum hemorrhage.

Case Report

A 25-year-old nulliparous woman was referred to our clinic at 25
weeks’ gestation due to fetal growth restriction. The patient’s
medical history was unremarkable except for the cutaneous
hemangiomas located on the foot, clitoris and gluteal region.
Ultrasonographic examination revealed severe fetal growth
restriction with all of the biometric parameters consistent with 21
weeks of gestation. There were no congenital anomalies and
amniotic volume index was 9 cm. Doppler examination of the
bilateral uterine artery revealed an early diastolic notch with a
pulsatility index (PI) of 1.74 and 1.79 at the right and left uterine
arteries, respectively. The umbilical artery Doppler was normal
(PI:0.96). The entire myometrium was diffusely thickened and
was composed of numerous echolucent areas with a Swiss-cheese
appearance (Figure 1 a-b). Color Doppler depicted a bidirectional
flow and spectral Doppler showed a mixed arterial and venous
pattern with low velocity (Figure 1 c-d). Based on the patient’s
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Figure 1a. Ultrasonographic examination at 25 weeks’ gestation showing
echolucent areas within myometrium (arrow). Figure 1b. Grey scale
ultrasonography shows the diffusely thickened myometium with numerous
echolucent areas. Figure 1c. Color Doppler shows the vascularization in
the echolucent areas. Normal placenta (P) is depicted near the myometrium.
Figure 1d. Spectral Doppler showing arterial flow.

Figure 2a. Ultrasonographic examination one week after delivery showing
echolucent areas within the myometrium. Figure 2b. Color Doppler
showing vascular flow in the echolucent areas.

medical history, we considered that hemangioma was the most
probable diagnosis. We did not want to perform another imaging
modality such as magnetic resonance imaging (MRI) during
pregnancy due to the potential harmful effect of contrast medium
to the fetus.

The patient did not attend follow-up visits until she was
referred to our unit with severe hypertension at 32 weeks’
gestation. No proteinuria was detected in her urine analysis and
alpha methyldopa treatment was started with the aim to control
maternal blood pressure. The fetal biometric parameters were
consistent with 25 weeks of gestation and there was an
hydramniosis. Doppler measurements showed increased resistance
in the umbilical artery (PI:1.67,>95 percentile) and low resistance
in the middle cerebral artery (PI: 1.19, <2.5 percentile). At the
32" week of gestation, Caesarean section was performed with an
indicaton of fetal distress. The neonate weighted 635 g and had
Apgar scores of 9 and 10 at the 15t and 5™ minutes, respectively.
The operation was completed without complications. The
appearence of the uterus and myometrium was totally normal

Figure 3a. MRI imaging in axial plane one week after delivery.
T2-weighted sequence showing the vasvular lesion in myometrium
(arrow). Figure 3b. Vascular lesion is demonstrated in fat suppressed
T1-weighted sequence (arrow). Figure 3¢. T2-weighted sequence showing
the vascular lesion located at the left adnexal area extending to anterior of
uterus and superior of bladder (arrow). Figure 3d. The same lesion is
shown on fat suppressed T1-weighted sequence (arrow).

except for a hypervascular mass measuring 8x4 cm located on the
anterior uterine wall just superior to the bladder. The patient’s
postoperative course was also unremarkable with no significant
postpartum bleeding. Ultrasonography performed at the 15t and 8t
postparum weeks showed that enlarged vascular spaces within the
myometrium persisted (Figure 2). MRI performed one week after
delivery revealed hyperintense lesion within the myometrium
suggesting cavernous hemangioma of the uterus in fat suppressed
T1-weighted sequence (Figure 3a-b). Furthermore, T2-weighted
sequences showed another hyperintense lesion with heterogenous
contrast-enhancement also suggesting a hemangioma located in
the left adnexal lodge (58x57 mm) extending to the anterior of the
uterus and superior to the bladder (46 x 38 mm) and to the left of
the vagina and vulva (53 x 28 mm) (Figure 3c-d).

Discussion

Uterine cavernous hemangioma may be either congential or
acquired secondarily to curettage, pelvic surgery, endometrial
carcinoma, trophoblastic disease or maternal ingestion of
diethystilbesterol [2]. A congenital form may be associated with
hereditary syndromes such as Klippel-Trenauney-Weber or
hereditary hemorrhagic telangiectasia [3,5]. Differential diagnosis
of cavernous hemangioma involves wide-spread arteriovenous
malformation, hydatiform mole and dilated lymphatics due to the
congential blockage of the lymph system in the pelvis.
Arteriovenous (AV) malformation
communication between arteries and veins in which intervening
capillaries are absent and veins are arterialized [6]. It is not easy to
differentiate AV malformation from hemangioma by ultrasound and
color Doppler, since both of them are high flow vascular
malformations and they cannot be differentiated on the basis of

represents abnormal
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mean vessel density, mean arterial peak flow velocity and mean
resistive index values [7]. Paltiel et al. reported that only mean
venous peak flow velocity was higher in AV malformation
compared with hemangioma [7]. Clinical fetaures are also helpful
in differential diagnosis, as AV malformation rarely appears before
adolescence, while half of the hemangiomas are seen at birth and
involute with age [8]. Our patient’s history of multiple cutaneous
hemangiomas led us to consider hemangioma to be the most
probable diagnosis, since vascular lesions of the skin have been
recognized as clues for the possible existence of hemangiomatosis
syndromes and associated visceral hemangiomas [9]. We ruled out
hydatiform mole as the Swiss cheese pattern involved only the
uterus. Also, the diagnosis did not appear to be lymphatic dilatation,
because the expected symptoms such as watery vaginal discharge
or leg swelling were not present in our patient.

Cavernous hemangioma of the uterus is associated with several
severe complications in pregnancy. Diffuse involvement of the
uterus may result in profuse uterine bleeding necessitating
hysterectomy, at the time of delivery or during postpartum period
as late as 11 weeks after delivery [4,10,7]. However, many patients
have had successful delivery and an uneventful postpartum course
without excessive bleeding as with the case we present [11-13].
Cavernous hemangiomas may also be complicated by disseminated
intravascular coagulation due to platelet entraptment by abnormally
proliferating endothelium within the hemangiomas [1]. Bhavsar et
al. reported a case in which a thrombosed cavernous hemangioma
of the myometrium resulted in a fatal pulmonary embolism one
week after delivery [1]. Furthermore, cavernous hemangioma has
been suggested to lead to amniotic fluid embolism due to increase
in the vascular cross-sectional area [14].

Even though the histopathological examination is the gold
standard for confirming diagnosis, ultrasonography, Doppler and
MRI have been used for the diagnosis in the literature.
Arteriography and computerized tomography (CT) can also be
helpful, however their usefullness is limited during pregnancy
[10,7]. Characteristic ultrasonographic finding is defined as an
extensive lesion involving the whole corpus with numerous
echolucent cystic spaces replacing the uterine wall [14]. The
previous reports showed that color Doppler was characterized with
turbulant flow defined as ‘wild” or ‘red and blue’, while power
Doppler revealed slow flow in the affected area [14]. Similarly, in
our case, bidirectional flow was observed in color Doppler, while
there was mixed arterial and venous flow in spectral Doppler. To
our knowledge, this is the second case that used MRI for
confirmation of the diagnosis. Since we did not want to administer
intravenous contrast medium during pregnancy because of the
potential harmful effects to the fetus, we preferred to use MRI
after delivery. MRI supported our diagnosis depicting the
T1-hyperintense lesion within the myometrium. MRI was also
beneficial for the detection of the other pelvic lesion compatible
with hemangioma which was not identified on ultrasonography.

To the best of our knowledge, only nine antenatally diagnosed
uterine diffuse cavernous hemangioma cases have been reported in
the literature [5,6,11-17]. In the case we present, different from
previous reports, there was severe fetal growth restriction due to
uteroplacental insufficiency There is no previous data indicating
the association of uterine hemangioma with uteroplacental
insufficiency. Maternal-fetal circulation is established by the
trophoblastic invasion in which the uterine mucosa is eroded and

maternal spiral arteries are transformed into large diameter vessels
of low resistance [18]. Since the development of this complex
physiologic activity depends on the expression of many cellular
and immunologic markers, the change in the microvasculature of
uterus in diffuse hemangioma may interfere with the trophobastic
functions, eventually resulting in placental insufficiency. However,
studies are needed to clarify whether hemangioma is the cause of
fetal growth restriction or a coincidence.

In conclusion, we presented a rare case of diffuse cavernous
hemangioma of the uterus which was detected antenatally by
ultrasonographic examination. Since uterine hemangioma may
result in serious complications such as thromboembolism or
postpartum bleeding, sonographic diagnosis before delivery allows
close follow-up during the second and third trimesters, close
observation of delivery, and early intervention if postpartum
bleeding occurs.
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