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Case Report
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ABSTRACT

Uterine hemangioma is a rare benign tumor and can be congenital or acquired. Acquired is associated with physical changes such
as tissue injury, hypoxia, endometrial curettage, increased blood volume during pregnancy and hormonal alterations. Uterine
hemangiomas are found incidentally, remain asymptomatic and may present with bleeding per vaginum. Only 73 cases of uterine,
cervical, vaginal and fallopian tube hemangiomas are described in the literature. In this report we describe additional two cases of

uterine hemangioma.
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INTRODUCTION

Vascular malformation of the uterus and cervix is
uncommon and usually presents with menorrhagia,
intermenstrual  bleeding, infertility and pregnancy
associated complications, such as maternal and fetal demise
due to excessive bleeding.’* Congenital hemangiomas in
uterus are associated with hereditary disorders including
hereditary hemorrhagic telangiectasia, Klippel-Trenaunay
syndrome, tuberous sclerosis, Maffucci syndrome, Blue
rubber bleb nevus syndrome and Kasabach-Merritt
syndrome. Acquired hemagiomas are associated with tissue
injury, hypoxia, endometrial curettage, increased blood
volume during pregnancy and hormonal alterations such as
menarche, pregnancy, trophoblastic disease, endometrial
carcinoma and maternal ingestion of diethylstilbestrol.?
Only 73 cases of uterine and cervical hemangiomas are
described in English literature. In this report we describe
additional two cases of uterine hemangioma and review of
literature.
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CASE HISTORY

Case 1: A 40-year-old female, (G6P3L3A3) had menarche
at the age of 14 year. At the age of 19 year, she conceived
but she started bleeding at 10" week and MTP was done.
Subsequently, she became pregnant for second time and
after 10 week of gestation, had spotting for which she was
treated with hormonal medication and she delivered
normally. She had two more pregnancies and delivered
normally. She conceived for 2 more times and undergone
MTP. After the last pregnancy she had undergone tubal
ligation. She presented with excessive bleeding since 12
year for which she was on combined OC pills.
Ultrasonography (USG) findings showed bulky uterus with
two small subserosal fibroid in anterior uterine wall, largest
measuring 18x15 mm in size. Hysteroscopy findings
showed endometrial proliferation all around cavity. All
other haematological, biochemical, microbiological and
coagulation test results were unremarkable. Her
hysterectomy was performed, and specimen of uterus was
received for histopathological examination. The serosal
surface of uterus had slightly bluish tinge, on cut surface the
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outer one third of myometrium had blackish brownish
appearance and showed sieve like spaces (FigurelA).
Magnetic resonance imaging (MRI) of specimen was done,
it showed few tiny cystic areas in outer myometrium which
are suggestive of hemangioma. Microscopic examination of
uterus showed proliferation of cavernous vascular spaces
lined by endothelial cells. These spaces were filled with
blood. (Figure 1B)

Case 2: 37-year female, (G4P4L4A0) presented with
excessive bleeding and passage of blood clots since 6
month. Her age at menarche was 15 year and had regular
menstruation but lastly for 8 to 10 days with heavy
bleeding. Currently she presented with irregular menses
and abdominal pain since 12 month. Per vaginum
examination showed bulky uterus. USG showed bulky
uterus and increased endometrial thickness. All other

Figure 1A: Cut surface of uterus shows blackish brownish
appearance and sieve-like spaces on outer one third of
myometrium.

DISCUSSION

Uterus is the most common site for hemangioma. The first
report of uterine hemangioma was described in 1897 as an
incidental discovery from an autopsy of a young women
who died 24 hours after delivering twins.! Most common
presentation of a localized hemangioma is as an
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haematological, biochemical,  microbiological and
coagulation test results were unremarkable. Her
hysterectomy was performed, and specimen of uterus was
received for histopathological examination. MRI of the
specimen was done and showed small cystic areas of
variable sized in the outer myometrial region — these
appeared hyperintense on T2W and iso to hypointense on
T1W images. The serosal surface of uterus had slightly
bluish tinge and the outer one third of myometrium had
blackish brownish appearance and showed sieve like
spaces. In addition to the hemangioma, a solitary intramural
leiomyoma of 1 cm in diameter was found in the uterine
wall. (Figure 2A) Microscopic examination of brownish
area of uterus showed proliferation of cavernous vascular
spaces lined by endothelial cells. These spaces were filled
with blood. (Figure 2B)

Figure 1B: Shows vascular spaces lined by flat endothelial
cells and containing RBCs. (H&EX 400)

endometrial polyp or a localized mass in the myometrium.®
Histologically, it is composed of small sized capillaries
confined to the endometrium, whereas the cavernous type
demonstrates large vascular channels and it diffusely
involves the uterus.® The hemangioma possibly originates
from pluripotent, embryogenic, mesodermal cells within
the uterus.! The cells lining the vascular spaces are
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Figure 2A: Cut surface of uterus shows blackish brownish Figure 2B:

Shows vascular spaces lined by flat

appearance and sieve-like spaces on outer one third of endothelial cells and containing RBCs. (H&EX 400)
myometrium and a solitary intramural leiomyoma of 1 cm
in diameter.

Table 1: Shows cases of uterine hemangioma reported in various countries.

Ref. No Year of | Country No. of | Ref. No | Year of | Country No. of
Publication cases Publication cases
11 2019 India 1 38 2011 Mexico 1
13 2019 India 1 39 2011 Morocco 1
14 2019 Taiwan 1 10 2010 Brunei 1
15 2018 India 1 40 2009 Serbia 1
16 2018 India 1 41 2009 Italy 3
17 2017 Africa 1 5 2008 USA 1
18 2017 Turkey 1 42 2007 Taiwan 1
19 2017 Korea 1 43 2006 India 1
20 2017 India 1 9 2006 India 1
21 2017 Africa 1 44 2006 Turkey 1
22 2016 USA 1 45 2005 India 1
12 2016 India 1 46 2005 Korea 1
23 2016 Nigeria 1 1 2005 USA 1
24 2016 Australia 1 47 2005 Serbia 1
25 2016 Canada 4 48 2004 UK 1
26 2016 USA 1 49 2003 Pakistan 1
27 2016 Korea 1 50 2002 Turkey 1
28 2015 Australia 3 51 2001 Germany 1
29 2015 Serbia 1 3 1995 India 1
30 2015 Serbia 1 52 1993 USA 1
31 2014 USA 1 53 1993 Israel 1
32 2013 USA 1 54 1991 USA 1
33 2012 USA 1 55 1980 USA 1
2 2011 Taiwan 5 56 1976 Israel 1
34 2011 USA 1 57 1965 USA 4
35 2011 Korea 1 58 1954 Serbia 1
36 2011 India 1 59 1940 USA 1
37 2011 India 1 1897 Details is not 1
available

35



Parekh A et al. GAIMS J Med Sci 2021;1(1):33-40

immunoreactive for endothelial markers including von
Willebrand factor, CD31 and CD34. Weiss et al.” suggested
different immunophenotypic profiles to classify a
hemangioma into different phases. During the early
proliferative phase (0-12 month), the tumor cells are
immunoreactive for proliferating cell nuclear antigen,
vascular endothelial growth factor and type IV collagenase.
Proliferating cell nuclear antigen and vascular endothelial
growth factor can stain both endothelium and pericytes,
while type IV collagenase stains only the endothelium. In
contrast, during the involuting phase (1-5 year), these
substances diminish, while the tissue inhibitors of
metalloproteinases and antiangiogenic factors dramatically
increase.” Many theories propose that hormones play a
crucial role in development of hemangiomas. Estrogen
induces an increase in endothelial progenitor cells (EPCs),
angiogenic factors such as matrix metalloproteinase,
vascular endothelial growth factor, nitric oxide and other
related factors.®® Uterine hemangiomas should be
differentiated from other benign tumors like adenomatoid
tumor, lymphangiomas and arteriovenous malformation.
Uterine adenomatoid tumors mostly occur as a tubercular
mass with unclear boundary. The tubercles are generally
smaller than 3 cm, located in the myometrium and often
occur near the serosa or cornu. Tumors are sticky, slimy and
some are even mucous drawing. The gross pathological
sections are solid with medium of callous texture, which are
filled with braid or swirl pattern. Microscopic examination
shows variable sized and shaped cavities within
hyperplastic smooth muscle tissues, which are lined by
squamous, cuboidal, or columnar cells. Cavities may be
empty or filled with mucous secretions that are stained pink
or pale blue on Periodic acid Schiff (PAS) stain. Cast off
cells are found in glandular cavities. Positive expression of
HBME-1 and calretinin support the evidence of mesothelial
origin. Diagnosis of adenomatoid tumor can be made by
combination with CK and positive immunohistochemical
staining for mesothelial origin marker. Lymphangiomas are
composed of dilated lymphatic wvessels lined by
endothelium and filled with lymphatic fluids. IHC such as
S-100, CD31, CD34, CKS, EMA is useful for
differentiating lymphangiomas. Microscopic examination
of AV malformation of uterus shows many ecstatic
congested thick-walled vessels and vessels can be seen upto
serosal wall of the uterus. Most of the uterine hemangioma
are found incidentally, but they may cause abnormal
vaginal bleeding and hence should be included in the
differential diagnosis of patients with vaginal bleeding. In
our both the cases USG were normal and could not
diagnosed hemangioma. Hence MRI of resected specimens
of uterus were done, to understand value of this
investigation to identify uterine hemangioma. MRI in our
both cases showed few clustered small cystic areas of
variable sizes are seen in the external myometrial region,
these appear hyperintense on T2W and iso to hypointense
on T1W images. Treatment for uterine hemangioma is both
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conservative and surgical. Conservative treatment includes
carbon dioxide laser excision, cryotherapy, radiotherapy,
electrocauterization, internal artery ligation, uterine artery
embolization, conisation, laser ablation and local
excision.>®1% Hysterectomy may be considered for
hemangiomas, if they are refractory to conservative
treatment.°

Only 73 cases of hemangioma are reported in the literature
which comprised of uterine hemangioma in 31 cases,
cervical 30 cases, cervical with uterine 9 cases, one case
each of vaginal and fallopian tube hemangioma and one
case of diffuse involvement of vulva, uterus and placenta.13
out of 73 cases reported in Indian literature , 6 cases are of
uterine hemangioma and 7 cases are of cervical
hemangioma. The clinical presentation in 6 of these cases
was menorrhagia, 4 presented with post coital bleeding, 2
with abdominal pain and one case had post-menopausal
bleeding.

CONCLUSION

Accurate diagnosis of uterine hemangioma has clinical
relevance. In patients with uterine hemangioma, vaginal
delivery is preferred owing to the possibility of incising the
lesion during caesarean delivery. If caesarean delivery is
required, a vertical incision should be performed.
Symptomatic uterine hemagiomas cause vaginal bleeding
and hence should be included in the differential diagnosis
of patients with abnormal vaginal bleeding.

REFERENCES

1. Johnson C, Reid-Nicholson M, Deligdisch L, Grinblat
S, Natarajan S. Capillary haemangioma of the
endometrium: A case report and review of the
literature. Arch Pathol Lab Med 2005; 129:1326-1329.

2. Chou WY, Chang HW. Uterine hemangioma: A rare
pathologic entity. Arch Pathol Lab Med 2012;
136:567-571.

3. Malhotra S, Sehgal A, Nijhawan R. Cavernous
hemangioma of the uterus. Int J Gynaecol Obstet 1995;
51:159-160.

4. Lotgering FK, Pijpers L, van Eijck J, Wallenburg HC.

Pregnancy in a patient with diffuse cavernous



Parekh A et al. GAIMS J Med Sci 2021;1(1):33-40

10.

11.

12.

37

hemangioma of the uterus. Am J ObstetGynecol 1989;
160:628-630.

Virk RK, Zhong J,

hemangioma of the uterus in a pregnant woman:

Lu D. Diffuse cavernous

Report of a rare case and review of literature. Arch
Gynecol Obstet 2009; 279:603-605.

Lee EJ, Kim SH, Kim YH. Uterine cavernous
haemangioma in a post-menopausal woman: CT and
MRI findings mimicking uterine myoma with
degeneration. Br J Radiol 2011; 84:68-71.

Weiss SW, Goldblum JR, Enzinger FM. Enzinger and
Weiss's Soft Tissue Tumors, 6 th ed. St Louis, Mosby
Elsevier, 2014;639-680.

Sun ZY, Yang L, Yi CG. Possibilities and potential
roles of estrogen in the pathogenesis of proliferation
hemangiomas formation. Med Hypotheses.2008;

71:286-292.

Gupta R, Singh S, Nigam S, Khurana N. Benign
vascular tumors of female genital tract. Int J Gynecol
Cancer 2006; 16:1195-2000

Benjamin MA, Yaakub HR, Telesinghe P, Kafeel G. A
rare case of abnormal uterine bleeding caused by
cavernous hemangioma: A case report. J Med Case
Rep 2010; 4:136

Nagure PV, Jadhav PL, Nikam VR, Mane AD, Patil
JK. Hemangioma of Uterus- A Rare Case Report.
Indian J Appl Radiol 2019; 5:132-134.

Agarwal M, Agarwal A, Bhadani P, Kumar K.

Localized Cavernous Hemangioma of Uterus a Rare

13.

14,

15.

16.

17.

18.

19.

Case of Abnormal Uterine Bleeding. Journal of Case
Reports 2016; 6:388-390.

Shankar M, Jain M, Puri M. A rare case of uterine
Journal of Scientific

hemangioma. International

Research 2019; 8:64-65.

Tsai YF, Chen TH, Yeh KT, Tsai HD, Chen M.
Complete non-puerperal uterine inversion caused by
uterine hemangioma: A case report. Taiwanese Journal
of Obstetrics & Gynaecology 2019; 58:688-691.

Sreelatha S, Sneha, Sharan S. Cavernous Hemangioma
of the Uterus: Case Report. Andr Gyn Rep 2018;1: 104
-105.

Shah MB, Raju K. Haemangioma of cervix- A Case
Report. Journal of Clinical and Diagnostic Research
2018;12: ED04-EDO5.

Aka KE, Horo GA, Fomba M, Kouyate S, Koffi AK,
Konan S, et al. A rare case of important and recurrent
abnormal uterine bleeding in a post-partum woman
caused by cavernous hemangioma: a case report and
review of literature. Pan African Medical Journal 2017;
128:130-134.

Celik ZE, Bastoklu S, Ilhan TT, Celik C. Cavernous
hemangioma arising in an intramural leiomyoma.
Integr Cancer Sci Therap 2017;4: DOI: 10.15761/ICS
T.1000230.

Yu BR, Lee GE, Cho DH, Jeong YJ, Lee JH. Genital
tract cavernous hemangioma as a rare cause of
postpartum haemorrhage. Obstet Gynecol Sci 2017,
60:473-476.



Parekh A et al. GAIMS J Med Sci 2021;1(1):33-40

20.

21.

22.

23.

24.

25.

26.

217.

38

Khatri K, Gupta A. Uterine cervix hemangioma a rare
cause of post-coital bleeding: Journal of Oncology and
Haematology 2017;6:1-3.

Badmos KB, Afolabi BB, Odukoya LA, Banjo AAF.

Hemangioma of the Uterine Cervix in a
Postmenopausal Woman- A Case Report. Nigerian

Medical Practitioner 2017; 17:3-4.

Shahid M, Nisar

hemangiomatous polyp of uterus: A report of case and

N, Saremian J. Cavernous
review of literature. Indian J Pathol Microbiol 2016;
59:220-222.

Oluwole OP, Onafowokan O, Akaba GO. Cavernous
hemangioma of uterine cervix: A rare finding at
colposcopy.N Niger J Clin Res 2016;5:16-17.

Knight P, Robertson M, Paoletti D. Uterine cavernous
haemangioma in pregnancy. Australas J Ultrasound
Med 2016; 19:37-41.

Busca A, Parra-Herran C. Hemangioma of the uterine
cervix: Association with abnormal bleeding and pain
in young women and hormone receptor expression.
Report of four cases and review of the literature. Pathol
Res Pract 2016; 212:532-538.

John I, Folpe AL. Anastomosing hemangioma arising
in unusual locations: A clinicopathological study of 17
soft tissue cases showing a predilection for paraspinal
region. Am J Surg Pathol 2016; 40:1084-1089.

Yoon G, Kim HS.
clinicopathological tubal
hemangioma. IntJ Clin Exp Pathol 2016; 9:7476-7481.

Characterization  of

features of cavernous

28.

29.

30.

31.

32.

33.

34.

35.

Shamassi M, Nazaretian S. Uterine hemangioma: A
more common cause of dysfunctional uterine

bleeding? Journal of RCPA2015;47: S73.

Matilda D, Tamara B, Srdan D, Sandra TD, Bojana
AV, Ranko R. Hemangiom grlica materice udruzen sa
skvamoznom intraepitelnom lezijom visokog stepena.
Vojnosanitetski pregled 2015; 72:541-544.

Djolai M, Boskovic T, Djurdjevic S, Dajko ST, Visnjic
BA, Rajovic R. Hemangioma of uterine cervix
associated with high grade squamous intraepithelial
lesion. Vojnosanit Pregl 2015; 72:541-544.

Gada RP, Simmons PS, Wilson TO, Coddington CC.
A Hemangioma of the Cervix in Childhood Can Be a
Harbinger of Menorrhagia and Infertility as an adult. J
Pediatr Adolesc Gyneco 2014;27: e139-e141.

Singh P, Swim R. Cavernous Hemangioma of the
Uterine Cervix Treated with Carbon Dioxide Laser
Ablation. J Gynecol Surg 2013; 29:324.

Bhavsar T, Wurzel J, Duker N. Myometrial cavernous
hemangioma with pulmonary thromboembolism in a
post-partum woman: a case report and review of the
literature. Journal of Medical Case Reports 2012;
6:397.

Saeed-Vafa D, Myers E, Huang Y, Ferriss JS,
Manucha V. Localized cavernous hemangioma of the
uterus involving adenomyotic foci. J Can Res Ther
2011, 7:69-71.

Jung HR, Cho CH, Kwon SH, Kwon SY. Cavernous

Hemangioma of the Uterus in a Postmenopausal



Parekh A et al. GAIMS J Med Sci 2021;1(1):33-40

36.

37.

38.

39.

40.

41.

39

Woman- A Case Report. Korean Journal of pathology
2011; 45:520-522.

Dahiya N, Dahiya P, Kalra R, Marwah N, Jain S.
Cavernous Hemangioma of Uterine Cervix- A Rare
Cause of Postcoital Bleeding. IJPSR 2011; 2:1209-
1211.

Gan AM, Durdi GS, Sherigar BY, Patted SS, Malur
PR. Haemangioma of the cervix: a rare cause of
postcoital bleeding. South Afr J Gynaecol Oncol 2011;
3:43-45.

Gallegos SA, Gaona JMG, Torres BV, Sosa SEIS,
Perez MAS, Huerta MEG. Hemangioma cevernoso
difuso del utero diagnosticado durante el embarazo.
Reporte de un caso. Ginecol Obstet Mex 2011; 79:447-
451,

Elkhateb S, Idrissi MA, Laabadi K, Chbani L, Chaara
H, Melhout A. Cavernous hemangioma of the cervix
and pregnancy: a case report. Open Journal of
Obstetrics and Gynecology 2011; 1:221-224.

Djunic I, Elezovic I, Ljubic, Maekovic O, Tomin D,
Tadic J. Diffuse cavernous hemangioma of the left leg,
vulva, uterus, and placenta of a pregnant woman. Int J
Gynaecol Obstet 2009; 107:250-251.

Bonetti LR, Boselli F, Lupi M, Bettelli S, Schirosi L,
Bigiani N, et al. Expression of estrogen receptor in
hemangioma of the uterine cervix: reports of three
cases and review of the literature. Arch Gynecol Obstet
2009; 280:469-472.

42,

43.

44,

45,

46.

47.

48.

49,

Chang Y, Kay N. Uterine Polypoid Hemangioma: An
Uncommon Case of Vaginal Bleeding Treated by
Hysteroscopy. JMIG 2007;14: S141.

Sharma JB, Chanana C, Gupta SD, Kumar S, Roy K,
Malhotra N. Cavernous hemangiomatous polyp: an
bleeding. Arch

unusual case of perimenopausal

Gynecol Obstet 2006; 274:206-208.

Ozyer S, Uzunlar O, Gocmen M, Bai S, Srvan L,
Mollamahmutoglu L. Cavernous hemangioma of the
cervix: a rare cause of vaginal bleeding. J Low Genit
Tract Dis 2006; 10:107-108.

Baxi S. Capillary hemangioma of the cervix- a case
report. Indian J Pathol Microbiol 2005; 48:373-375.

Ryu JH, Kim OH, Park YM, Jeng HW, Lee SJ, Eun
CG, et al. MRI Findings of Cavernous Hemangioma of
the Uterus: A Case Report. J Korean Radiol Soc 2005;
53:441-443.

Mastilovic K, Rajovic J, Zikic D, Stojiljkovic B.
Hemangioma of the uterus. Arch Oncol 2005; 13:148-
149.

Shann SM, Dunham RJC, Wilson JD. Hemangioma of
the uterine cervix. International Journal of STD and
AIDS 2004; 15:486-488.

Ali SS, Muzaffar S, Kayani N, Setna F. Capillary
haemangioma of the uterus: a
menorrhagia. Aust N Z J Obstet Gynaecol 2003;
43:85- 86.

rare cause of



Parekh A et al. GAIMS J Med Sci 2021;1(1):33-40

50. Uzunlar AK, Yilmaz F, Kilin¢g N, Arslan A. Cavernous
hemangioma of the uterus: A case report. Eur J
Gynaecol Oncol 2002; 23:72-73.

51. Thanner F, Suetterlin M, Kenn W, Dinkel HP, Gassel
AM, Dietl J, et al. Pregnancy- associated diffuse
cavernous hemangioma of the uterus. Acta Obstet
Gynecol Scand 2001; 80:1150-1151.

52. Jackson Jo. Natural History of A Cervical Cavernous
Hemangioma Through Two Pregnancies. J Am Board
Fam Pract 1993; 6:283-287.

53. Weissman A, Talmon R, Jakobi P. Cavernous
hemangioma of the uterus in a pregnant woman. Obstet
Gynecol 1993; 81:825-827.

54. Powell JL, Zwirek SJ, Sankey HZ. Hemangioma of the
cervix managed with Nd:YAG laser. Obstet Gynecol
1991; 78:962-964.

55. Bellina JH, Gyer DR, Voros JI, Raviotta JJ. Capillary

hemangioma managed by the CO2 laser. Obstet
Gynecol 1980; 55:128-131.

40

56. Mares AJ, Ben- Aderet N, Cohen W. Capillary
hemangioma of the uterine cervix: An unusual cause of
vaginal bleeding in a child. J Pediatr Surg 1976;
11:105-106.

57. Gusdon JP. Hemangioma of the cervix: Four new cases
and review. Am J Obstet Gynecol 1965; 91:204-209.

58. Lukie DS. Two Cystic Hemangiomas in a Myomatous
Uterus. AJOG 1954; 68:1180-1184.

59. Kevorxian AY. Hemangioma of the uterus treated with
roentgen ray’s report of a case. N Engl J Med 1940;
223:1-3.

Source of support: Nil

Conflict of interest: None declare

How to cite: Parekh A, Sharma B, Patel K,
Chothani K, Lanjewar D N. Cavernous
hemangioma of uterus — Report of two cases and
review of literature. GAIMS J Med Sci
2021;1(1):33-40




