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The Buschke-Loewenstein tumor is characterized by excessive growth of verrucous
lesions on the genitals and/or perianal region. It is considered benign despite the high
rate of recurrence and the possibility of malignant transformation. It is commonly
associated with subtypes 6 and 11 of the human papillomavirus (HPV), and host’s
immunity plays an important role in the development of the disease. Surgical excision
is the recommended treatment in most cases. We present the case of a 16 years old
female patient with extensive vulvar lesions successfully treated surgically.

O tumor de Buschke-Loewenstein se caracteriza pelo crescimento excessivo de lesdes
verrucosas na regido genital e/ou perianal. E considerado benigno apesar da elevada
taxa de recorréncia e da possibilidade de transformacao maligna. Esta comumente
associado aos sorotipos 6 e 11 do papiloma virus humano (HPV) e a imunidade do
hospedeiro tem importante papel no desenvolvimento da doenca. A excisdo cirtrgica é
o tratamento recomendado na maioria dos casos. Apresentamos o caso de uma
paciente do sexo feminino, de 16 anos, com lesao vulvar de grande extensao tratada
cirurgicamente com sucesso.

= tratamento cirdrgico
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Giant Condyloma (Buschke-Loewenstein Tumor) in a 16-year-old Patient

Introduction

In 1925, Abraham Buschke and Loewenstein Ludwig de-
scribed a penis tumor that had intermediate characteristics
between acuminated condyloma and squamous cell carcino-
ma. These authors denominated this tumor Buschke-Loe-
wenstein Tumor (BLT) or giant condyloma. The BLT is
included in the verrucous carcinoma category, which also
comprises oral florid papillomatosis, Ackerman tumor and
cuniculatum epithelioma. However, although they provide
considerable local destruction, these lesions do not produce
distant metastases.’>

The etiology of this tumor is an infection by Human
Papillomavirus (HPV), usually the subtypes 6 and 11.%°
Among the risk factors for the development of these lesions,
we highlight smoking, having multiple sex partners, chronic
genital infections, poor hygiene and immunodeficiencies.>
Moreover, rearrangements in the upstream regulatory re-
gion (URR) of the HPV 6 DNA may occur naturally, leading to
an additional risk factor to the host, as this HPV genome
change predominates in histologically or clinically more
aggressive lesions, as observed in some cases of BLT.?

In a review of 51 cases published in the literature, a higher
frequency of the disease was observed in men (male/female
rate 2.7:1), and in ages below 50 years old, arate of 3.5:1. The
average age of occurrence in women was 46.6 years old;
however, with a tendency of occurrence at earlier ages.’
Moreover, the incidence of anogenital warts is increasing
in children, which may be a reflection of the high incidence of
this infection in adults. However, giant condyloma acumi-
natum is an extremely rare clinical type of genital wart in the
pediatric population.®

Case Presentation

KAAM, 16 years old, without previous diseases, reporting
illicit drug use (marijuana and cocaine), alcoholism and
homosexual and heterosexual relationships. Patient claimed
beginning sexual activity at 14 years old. Serologic screening
for HIV, Hepatitis B (HBsAg), hepatitis C (anti-HCV ELISA) and
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syphilis (VDRL) did not reveal infections and patient had not
mentioned any previous sexual diseases.

September 2013: appearance of verrucous lesions on the
vulva. The medical evaluation diagnosed pelvic inflammato-
ry disease (PID) and condylomatous vulvar. It was prescribed
ambulatory treatment for PID and podophyllotoxin 0.5% for
condyloma. The patient underwent the treatment for PID,
but did not use the local treatment for condyloma correctly
and, consequently, the lesions increased.

October 2013 (=Fig. 1A): A new assessment was per-
formed and a significant growth of the vulvar lesions was
observed. Imiquimod 5% ointment was prescribed, to be
applied 3 times per week. However, there was no visible
improvement.

November 2013: regression of the condyloma was not
observed and the patient had secondary infection of the
lesion. She was hospitalized and treated with intravenous
antibiotics (~Fig. 1).

January 2014: patient is referred to the Department of
Infectious Diseases in Obstetrics and Gynecology of the
Ribeirdo Preto Medical School, at Universidade de Sdo Paulo,
reporting appearance, since September of 2013, of condylo-
ma lesions in the vulva that did not respond to prescribed
treatments (4 months of evolution). The patient remained
hospitalized for 30 days because lesions showed accelerated
growth, making walking, urinating and defecating difficult,
and also presenting secondary infection.

Gynecological examination in January of 2014: vegetating
lesion, exophytic, occupying the entire length of the labia majora
and perianal region, with areas of necrosis, erosion and fetid
smell, measuring ~ 15 cm in length bilaterally and ~ 7cm thick;
it is not possible to perform speculum examination or vaginal
examination because of the extent of the injury (~Fig. 1).

On January 24 of 2014, wide local excision was performed
with radiofrequency waves surgery, leaving the wound open
to heal by secondary intention. Patient remained hospital-
ized, with daily dressing changes, for 4 days, and was dis-
charged with surgical wound in healing process. The
granulation tissue aspect showed no signs of local infection
(=Fig. 2).

Fig. 1 Evolution of injury: (A) October, 2013; (B) November, 2013; (C) January, 2014.
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Fig. 2 Before and after surgery: (A) preoperative; (B) immediate postoperative period; (C) fourth day postoperative; (D) 12 months
postoperative.

Result of the histopathological study of the lesion: giant
condyloma, and no detectable malignant transformation in
the samples. Chromogenic in situ hybridization (CISH) was
positive for low-risk HPV (~Fig. 3).

First review performed 60 days after surgery (February 25,
2014): patient without complaints.

Colposcopy: satisfactory results. Squamocolumnar junc-
tion (SCJ) in 0O, type 2 transformation zone, with minor
findings of abnormal colposcopy.

Vagina: low-grade lesion in the anterior vaginal back-
ground. Vulva without lesions (~Fig. 2D).
Colpocytology: satisfactory with atypical squamous cells
of undetermined significance suggesting repair (ASCUS)

Fig. 3 Chromogenic in situ hybridization (CISH); A: high risk HPV (negative CISH, 400X); B: low risk HPV (positive CISH, 400X).
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Fig. 4 Lesion Microscopy: (A) Architecture of papillary area (HE, 40x); (B) Area of endophytic projections, with rare rounded blocks infiltrating
the stroma (HE, 40x); (C) Area of frequent koilocytosis (perinuclear halos, binucleation and nuclear atypia) and parakeratosis (HE, 100x); (D)
Hyperkeratosis and parakeratosis area (HE, 200x); (E) Koilocytosis area (HE, 200x); (F) Evidence of increased atypical mitotic activity (HE, 400x).

Polymerase Chain Reaction (PCR) for the main HPV types -
6, 11, 16, 18 (HPV PCR): Positive.

Cervical and vaginal biopsy confirming cervical intra-
epithelial neoplasia grade I (CIN I) and vaginal intra-
epithelial neoplasia grade I (VIN I) respectively, and
opted for expectant management.

Second review (06/01/2015): Ayear after excision of giant
condyloma and 12 months of expectant management for
CIN I and VIN L.

Cervix: Normal colposcopy, with squamocolumnar junc-
tion in zero, type 2 normal transformation zone.

Vagina: without lesions.

Rev Bras Ginecol Obstet  Vol. 38 No. 9/2016

Vulva: without verrucous lesions, with retraction and
discrete hypochromic at the site of excision of the lesion
(~Fig. 2D).

Colpocytology in this date was satisfactory without atypia
and the HPV PCR test was negative.

Discussion

The Buschke-Loewenstein tumor is characterized by the
slow growth of exophytic verrucous lesions that infiltrate
the surrounding tissues. Among its complications, we high-
light secondary infection, fistulas and necrosis. The most
frequent site of appearance is the genital region, mainly
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affecting the vulva in women and balanopreputial area in
men, but may affect the scrotum, rectum and bladder. This
tumor is always preceded by acuminated condyloma, and
host’s immunodeficiency has an important role for the
development of the disease. Possible differential diagnosis
is verrucous squamous cell carcinoma.’ Patients with lesions
with increased susceptibility to rapid progression and higher
recurrence rates generally have various types of immunode-
ficiency, which may lead to difficulty in the assessment of
best treatment option.'’

The biological behavior of BLT is intermediate between
acuminated condyloma and squamous cell carcinoma and
may undergo malignant transformation in 30-56% of cases,
and rarely leads to metastasis."! Histological evaluation
allows the performance of differential diagnosis because
the giant condyloma has high mitotic activity, acanthosis,
important papillomatosis, thick edges and tumor infiltra-
tion of adjacent tissues not infiltrating the basement
membrane.'?

In the presented case, the history of large tumor occupy-
ing the entire perineal area, together with the findings and
histopathological examination of marked papillomatosis,
acanthosis, hyperkeratosis, parakeratosis, koilocytosis and
increased presence of atypical mitosis confirm the suspected
diagnosis of BLT (=Figs. 1 and 4).

The treatment of choice for BLT remains controversial, but
surgery seems to be the best option. Awide surgical excision,
healing by secondary intention, or radical local excision with
reconstruction of skin defects have been the main treatments
described.’® Other treatments with CO2 laser, radiation
therapy, intralesional injection of interferon alfa or topical
imiquimod can be used as an alternative treatment, espe-
cially in cases where surgical resection can be mutilating in
cases of locally advanced disease, which prevents the resec-
tion with safety margins in patients without clinical con-
ditions to perform surgery.'*

A long postoperative follow-up is necessary because the
disease has a high rate of recurrence, and early treatment of
recurrent lesions must be performed.'> Moreover, biopsy
should be performed in all cases because of the risk of
malignant transformation.'® There are some reports of suc-
cessful long-term imiquimod treatments, avoiding major
surgery or allowing realization of minor surgery for residual
lesions.!” However, in the case presented, the injury led to
losses in essential functions such as urination and evacua-
tion, as well as secondary infection, not allowing wait.

We present a case of a 16-year-old patient with alcohol
consumption and use of illicit drugs, which are factors
associated with immunosuppression.'®? This case gets
attention for fact that the disease in this patient, has
appeared ~ 30 years earlier than the average age found in
the literature. This finding is in accordance with Trombetta
and Place’, who also observed a recent trend toward a
younger presentation of the BLT.’

In this case the lesion had a rapid growth (4 months of
evolution), which was successfully treated surgically, with-
out occurrence of postoperative complications. Despite the
high risk of recurrence of the disease (60-70%),2° this case
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presents no evidence of new lesions following 12 months
post-resection. The fact that the patient had ceased alcohol
consumption and the use of illicit drugs may have contrib-
uted to the success of the treatment and the absence of
recurrence.

Conclusion

The Buschke-Loewenstein tumor is a sexually transmitted
disease caused by low-risk HPV, with benign histological
features, but with an excessive local growth and high recur-
rence rates. The overgrowth makes the hygiene difficult and
increases the risk of secondary infections. In addition, the
social and psychological damage brought up by the stigmas of
the disease are difficult to measure. Therefore, a follow up with
a multidisciplinary team is very important. Especially in cases
such as the one presented, in which the patient was a teenager
and had multiple risk factors for developing the disease, such
as drug addiction and risky sexual behavior, a multidisciplin-
ary approach is necessary for a successful treatment.
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