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ABSTRACT

Buschke-Lowenstein tumor is a benign giant condyloma acuminatum, whose clinical
lesions are larger than 10 cm, so the treatment of choice should always be surgical.
We present the case of a one-year-old girl with giant condyloma of the vulva, a rapidly
evolving Buschke-Lowenstein tumor, who underwent successful surgical resection.
The literature was reviewed regarding its diagnosis and treatment.
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RESUMEN

El tumor de Buschke-Léwenstein es un condiloma acuminado gigante, benigno,
cuyas lesiones clinicas son mayores de 10 cm, por lo que el tratamiento de eleccién
deberia ser siempre quirdrgico. Se presenta el caso de una nifia de un afio con
condiloma gigante en la vulva, tumor de Buschke-Lowenstein de rapida evolucion, a
quien se le practicé reseccion quirdrgica satisfactoria. Se revisé la literatura respecto
a su diagndstico y tratamiento.

Palabras clave. Neoplasias de la vulva, Tumor de Buschke-Léwenstein.

INTRODUCTION

Giant condyloma or Buschke-Lowenstein tumor is a benign epithelial
tumor of viral origin that is sexually transmitted and can rarely become
malignant. Giant condylomas in children have been little studied. Rap-
idly evolving, it consists of an exo- and endophytic hyperpapillomatosis
of viral origin (human papillomavirus (HPV) types 6 and 11)"?, which is
located in the perineoano-rectal region, but also on the oral mucosa
and the penis.

In 1986, Abraham Buschke described condyloma acuminatum in Neiss-
er's Stereoskopischer Atlas®?. It is more frequent in men than in wom-
en, with a 3:1 ratio, and there are few publications in women, with a
higher incidence during pregnancy, in smokers and if they have had pre-
vious cervical lesions or genital warts®4,

Histologically, the lesion shows proliferative masses and cavities, as well
as papillomatosis, acanthosis, hyperkeratosis, variable cellular paraker-
atosis and infiltration of inflammatory cells of the underlying tissues®®.

There are different treatments for the tumor, the most effective being
radical surgical resection to avoid recurrence, malignancy and mortali-
ty®>. Mortality is estimated at 20%.

CASE REPORT

A girl, 1 year and 8 months old, from Chiclayo, started the disease one
month before the first consultation, with warty lesions on labia minora,
labia majora and inguinal region, which progressively evolved in num-
ber and extension in the vulvar and perineal regions. She went to a local
health center where she was evaluated and the lesion was biopsied and
the patient referred to the Instituto Nacional de Salud del Nifio, in Lima,
Peru.
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As personal history, she was born vaginally at 32
weeks of gestation, the product of a twin preg-
nancy. The birth weight was 3 000 g, with Apgar
9-9, spontaneous crying, and she suffered from
diaper rash. The mother presented genital wart
before gestation, without specifying the location;
no gynecological examination was performed at
the time of consultation with the daughter.

Physical examination showed regular general con-
dition, nutrition and hydration, with mammary
and vulvar Tanner | development. There was evi-
dence of increased volume and vegetative, non-in-
filtrating, arborizing lesions extending from the
perianal region to the vulvar region and both in-
guinal regions, involving the labia minora and labia
majora in all their extension (Figure 1). No signs of
sexual abuse were found on examination.

Tests for HIV, hepatitis B and C and RPR were
negative. Vulvar biopsy showed findings consis-
tent with condylomatosis and detection and dif-
ferentiation of 28 genotypes of human papillo-
mavirus was performed. Genotype 6 was found
by polymerase chain reaction.

The result of CD3 T lymphocytes by flow cytom-
etry was 61 %, CD3+ CD4+ T lymphocytes 27.9 %,
CD3+CD8+ T lymphocytes 29.1 %, CD19+ B lym-
phocytes 1,395 and CD56/16 NK lymphocytes
569, all with values within normality.

The surgical intervention under general anesthe-
sia consisted in removing the hyperpigmented,
warty, exophytic condylomatous lesions occupy-
ing the vulvar and perineal area in an extension
of 12 x 12 cm. The resection was total, using a
monopolar electroscalpel in cutting and coagu-
lation mode. The patient tolerated the surgical
procedure satisfactorily and had a favorable
evolution, remaining hospitalized for 24 hours.

The pathology results confirmed the diagnosis
of condyloma acuminatum due to human pap-
illomavirus. Macroscopically, multiple irregular
fragments of tissue measuring 7 x 6 x 1.3 cm,
surface with exophytic lesions of warty appear-
ance, brownish color and fibroelastic consisten-
cy were observed (Figure 1).

Microscopically, the epidermis showed acantho-
sis, papillomatosis, hyperkeratosis and sparse
parakeratosis, presence of cells with nuclei with
discrete hyperchromasia and clear perinuclear

2 Rev Peru Ginecol Obstet. 2021;67(2)

halo corresponding to koilocytes. In the dermis,
lymphoplasmacytic infiltrate, neovascularization
and vascular congestion were observed (Figure 2).

A control was performed one month and two
months after surgery, observing adequate
evolution and wound closure, with absence of
bleeding and infection. Vaccination against hu-
man papillomavirus (HPV) was indicated. During
the control showed adequate consolidation of
the scar, without tumor recurrence and with
good esthetic result (Figures 3 and 4).

FIGURE 1. VEGETATIVE LESIONS INVOLVING THE ANO-PERINEAL AND VUL-
VO-PERINEAL REGION.

|
FIGURE 2. SQUAMOUS EPITHELIUM; IN THE INTERMEDIATE AND SUPERFICIAL
LAYER THERE ARE OVOID OR ROUND CELLS WITH CLEAR PERINUCLEAR HALO,
PYKNOTIC OR RETRACTED NUCLEI (KOILOCYTES). ON THE SURFACE, PARAKERA-
TOTIC CELLS.




Buschke-Lowenstein tumor in a girl. A case report

FiGURE 3. PHOTOGRAPH 20 DAYS AFTER MARGINAL INCISION AND LESION
EXCISION.

FIGURE 4. SKIN HEALING PROCESS 27 DAYS AFTER SURGERY.

DiscussioN

Buschke-Léwenstein tumor is a rare entity, with
an incidence of 0.1% in the general population.
It predominantly affects men, with few reports
in women, being more frequent during pregnan-
cy and with few publications of cases in girls or
adolescents. It presents rates of up to 56% of
evolution to squamous carcinoma, 66% of recur-
rence and 20% of mortality®€. In the present
case no malignant behavior was found.

It has been established that transmission is sex-
ual, more frequent in males (3:1 ratio), between
the fifth and sixth decade of life, associated with
infection by HPV types 6 and 11, highly conta-
gious\. Valdés reported the case of a 10-year-
old girl with no history to explain transmission®.
Ambriz et al. indicate that, in the pediatric age
group, possible transmission through sexual

abuse should be considered®. And Aydogdu
reports that it is estimated that 50% of cases in
children are due to abuse; however, he publishes
3 pediatric cases without evidence of abuse®.

In the case presented there was no evidence of
sexual abuse and it is presumed that the infec-
tion was acquired during vaginal delivery, unlike
the second twin who was born by cesarean sec
tion and did not present the disease. In girls, ver-
tical transmission of HPV occurs in about 20% of
cases, including peripartum transmission, and
there is no relationship with age. This is shown
in the case of Perez-Elizondo et al, who report a
3-year-old girl with a history of repeated sexual
abuse®),

Buschke-Léwenstein tumor has poorly under-
stood clinical and imaging characteristics and its
management is not agreed upon®#. Risk factors
include being a carrier of immunosuppression
(HIV infection, use of corticosteroids, immuno-
modulators, diabetes mellitus), sexual promis-
cuity and having smaller condylomas. The most
frequent locations in women are the vulva (90%)
and the perineum, as in the present case. The
associated adenopathies are rather reactive to
the lesion or due to superinfection; very rarely
they correspond to metastases. The age range
of the patients is between 19 and 53 years, with
no clear age preference in other studies®. In the
present case, the patient was a one-year-old girl.

Regarding the imaging study, its role is to de-
termine the extent of the lesion and the in-
volvement of neighboring structures, in order
to establish the possibility of surgical resection.
Immunological studies showed that innate im-
munity was normal, cellular response was not
compromised, with a decrease in CD4 and CD8
lymphocytes®. In cases of perianal condylomas,
the involvement of the anal sphincter must be
established in order to determine a local resec-
tion or low abdomino-perineal resection (Miles
operation)®©.

Treatment is eminently surgical, with no estab-
lished guidelines. Although local treatments
with podophyllin, cryotherapy, electrocoagula-
tion, fluorouracil, CO2 laser and even radiother-
apy have been described, its usual management
is resection of the lesion with wide margins or
more invasive procedures, depending on the de-
gree of local invasion of the tumor. The adjuvant
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use of chemotherapy (bleomycin, methotrexate)
has been described. None of these approaches
has achieved a lower recurrence of the lesion.
Our patient was managed with surgical excision,
with no recurrence to date”91".

Among the limitations in the presentation of the
present case, papillomavirus screening was not
performed in the mother and it has not been
possible to document an updated photograph
of the case, due to access limitations, since the
patient comes from the interior of the country.

In our patient, clinical controls were planned
every three months for one year, then every six
months for one year and finally annually. How-
ever, the patient did not attend her check-ups
as frequently as suggested, due to geographical
distance limitations.

It is concluded that giant condyloma (Bus-
chke-Lowenstein tumor) is a voluminous lesion
with a cauliflower-like appearance, infrequent in
girls and adolescents®, which is associated with
compromised immune system. The treatment
of choice should always be surgical, taking into
account the need for follow-up and verifying the
possibility of sexual abuse213).,
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