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ABSTRACT
We report the case of a 44-year-old woman who presented with vaginal bleeding. Vaginal examination 

and colposcopy showed a tumor on the anterior lip of the cervix. Trans-vaginal sonography revealed a 
thickened endometrium with accentuated vascularization. Samples from the tumor and endometrium 
were collected by byopsic curettage. Histopathologic examination showed atypical hyperplasia of the en-
dometrium and benign xanthogranuloma of the cervix. Therefore, surgical intervention was performed.

INTRODUCTION 

X anthogranuloma is a rare benign tu-
mor that consists of numerous non-
Langerhans histiocytes with a vari-
able degree of lipidization (foamy 
cells). Other inflammatory cells, gi-

ant cells and fibroblasts may also be present (1).
There are two types of xantogranulomas: 

juvenile and adult forms. Juvenile xanthogra-
nulomas are usually described on the skin (2).

Adult xanthogranuloma is most frequently 
localized in the retroperitoneum, kidneys, 
lungs, mediastinum, stomach and breast (3,4). 
A case of vulvar involvement was reported in 
the literature, in 2002 (5).

In this paper, we are presenting a rare case 
of adult xanthogranuloma localized on the cer-
vix. 

CASE REPORT

We report the case of a 44-year-old patient, 
who was admitted in our department with 
complaints of vaginal bleeding. The woman 
claimed that the symptoms commenced two 
years before and exacerbated progressively. 
Due to personal reasons she did not attend a 
gynecological examination in this period and 
also affirmed that she underwent the last pap 
smear and screening for common sexually 
transmitted infections 10 years before. The pa-
tient denied any previous medical condition or 
family history of malignancies or chronic di-
seases.

No abnormalities were noted during physi-
cal examination. However vaginal examination 
showed an approximatively 2/1.5/5 cm tumor 
located on the anterior lip of the uterine cervix; 
vulva and vagina were grossly normal. We per-
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formed a colposcopy, during which we ob-
served that the cervical tumor and the sur-
rounding area on the anterior lip of the uterine 
cervix are aceto-white (affixation of three per-
cent acetic acid), subsequently iodine-negative 
(affixation of Lugol’s solution) (Figure 1); an in-
creased vascular pattern was also noted in the 
area surrounding the tumor.

During trans-vaginal sonography we detec-
ted an anteverted uterus of normal dimensions, 
with a 13 mm thickend endometrium and ac-
centuated vascularization during color flow 
Doppler. The cervical tumor was also recog-
nized and during color flow Doppler we high-
lighted its vascularization.

We collected samples from the cervical tu-
mor and its surrounding areas and performed 
biopsic curettage. Histopathological analysis of 
the fragments displayed complex atypical en-
dometrial hyperplasia and cervical intraepithe-
lial neoplasia 1 at the level of the squamous-
columnar junction; an island of benign xan to -
gra nuloma was also encountered.

Therefore, the patient was scheduled for 
the surgical intervention. Preoperative investi-
gations were within normal ranges. Under ge-
neral anesthesia, total hysterectomy with bilat-
eral oophorectomy was performed. She re co -
vered without complications and was dis char-
ged 5 days after surgery. 

 
DISCUSSION

Xanthogranuloma is a benign disorder cha-
racterized by formation of foamy cells clus-

ters in the subepithelial connective tissue asso-
ciated with inflammatory and giant cells (6). 
The presence of dense inflammatory infiltrates 
indicates a reactive xanthogranuloma (7,8). 
Considering the features of our case, there was 

FIGURE 1. Aspects of the cervical tumor during colposcopy. A. Afixxation of three percent acetic acid. 
B. Afixxation of Lugol’s solution.

A. B.

FIGURE 2. Echographic aspect of the uterine cavity - note the 
thickened endometrium with intense vascularization of during color 
flow Doppler.

FIGURE 3. Echographic aspect of the cervix – note the vasculari-
zation of the tumor during color flow Doppler.
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no evidence of giant cells and we mention only 
a slight chronic inflammatory infiltrate. In con-
clusion, we are dealing with a non-reactive 
xanthogranuloma.

Xanthogranuloma of the female reproduc-
tive organs is a rare event. In the literature, in-
volvement of the vulva, vagina and, rarely, en-
dometrium was mentioned. Rare cases of 
reactive xanthogranulomas associated with 
dense inflammatory infiltrate were described 
on the cervix. Our case, besides its rare loca-
tion on the cervix, was non-reactive and did 
not show remarkable inflammation.

Although the juvenile form is often consi-
dered to undergo regression, the adult xantho-
granuloma is persistent in most of the cases (4).

Juvenile form of xanthogranuloma was de-
scribed in patients with hematologic malignan-
cies such as B-cell acute lymphoblastic leuke-
mia (9).

It is important to consider the possibility of 
a coexistent malignancy of the reproductive or-
gans. Histopathological examination, in our 
case, also revealed complex atypical endome-
trial hyperplasia and CIN 1 (cervical intraepi-
thelial neoplasia - grade 1). In the literature, 
Russack and Lammers have reported six cases 
of xanthogranulomatous endometritis associat-
ed with endometrial carcinoma (10).

Association with malignant neoplasias of the 
same site is also sustained by the description of 
some gastric xanthogranuloma cases in associa-
tion with early gastric cancer (3).

These features (the presence of atypical hy-
perplasias and other dysplastic changes associ-
ated with xantogranulomas) may indicate the 
importance of the surgical procedures as pro-
phylaxis. 

CONCLUSION

Benign non-reactive xanthogranuloma of the 
cervix is a rare tumor of the female genital 

tract. We mention that no similar case was re-
ported in the literature, so far.

Associated dysplastic changes may indicate 
a risk factor for malignancy development and 
stress the prophylactic importance of the surgi-
cal intervention. 
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FIGURE 4. Postoperative macroscopic aspects of the extirpated viscera. A. Macroscopic aspect of the 
uteru B. Macroscopic aspect of the cervix.

A. B.

FIGURE 5. Microscopic aspect of the xanthogranuloma (foamy cells 
in the subepithelial connective tissue of the cervix).
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