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ABSTRACT

Hamartoma of the bladder is an unusual entity described in only eleven patients to date. It may present as
painless hematuria, irritative urinary tract symptoms, or inability to void or it may be diagnosed inciden-
tally. Hamartoma of the bladder may be isolated or occur as part of a syndrome. No isolated bladder ham-
artoma to date has shown malignant potential. We describe here a bladder hamartoma in a 15-year-old boy.
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Introduction

Hamartoma of the urinary bladder, especially
in children, is an unusual type of benign tumor.
It consists of a mixture of tissues resembling
Von Brunn’s nests, cystitis cystica and cysti-
tis glandularis. The stroma may be muscular,
fibrous or edematous. Conventional methods,
such as cystoscopy and excretory urography,
are helpful in locating the lesions but they can-
not distinguish hamartoma from a malignant
mesenchymal bladder tumor or demonstrate
extraluminal extension. Ultrasonography and
computerized tomography (CT) can provide
excellent means for identifying extravesical
tumor extension and can be used as a comple-
mentary diagnostic modality to endoscopy in
patients affected by hamartoma of the bladder.
However, only histopathologic examination
enables a definitive diagnosis.

To the best of our knowledge, only eleven
cases diagnosed as hamartoma of the urinary
bladder have been reported previously. We
present an additional case of this rare tumor
in a 15 year-old boy and briefly review the
literature.

Case presentation

A 15-year-old boy presented to our clinic with
urinary frequency, urgency and hesitancy of
two months’ duration. He had no history of
dysuria, fever, or abdominal pain. However, he
experienced an episode of painless hematuria

one year earlier that resolved spontaneously.
Medical history revealed asthma not requiring
regular medication. He was not a smoker and
his family history was unremarkable.

A physical examination showed nothing
unusual. All laboratory investigations, includ-
ing blood count, coagulation profile and urine
cytology were normal. Urine culture showed
no evidence of infection. CT scan with intra-
venous contrast material showed a polypoidal
growth arising from the left lateral wall of the
bladder, with uptake of contrast in the arte-
rial phase. The bladder was well delineated,
with no evidence of extravesical extension or
hydronephrosis, and his ureters were of normal
caliber (Figure 1).

Cystoscopic examination showed a 5 cm pol-
ypoidal pedunculated, partly cystic mass aris-
ing from the left lateral wall of the bladder
(Figure 2). Transurethral resection of the blad-
der tumor was performed. Histopathological
examination revealed a benign urothelial lin-
ing with numerous round to oval variably sized
urothelial nests, appearing as “Von Brunn’s
nests”. Some of these nests showed central
cystic dilatation with amorphous eosinophilic
secretions, while others showed columnar cell
lining with goblet cells forming both cystitis
cystica and glandularis, and irregular distribu-
tion. In some areas, intersecting loose smooth
muscle fibers were present among the glands.
The stroma has a fibromyxoid structure with
plump benign fibroblasts and congested, dilat-
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Figure 1. a, b. Computerized tomography of the abdomen and
pelvis with intravenous contrast material. (a) Cross sectional
images of the bladder following injection of intravenous cont-
rast material showed a vascular exophytic growth coming off
from the left lateral bladder wall. (b) Only intraluminal exten-
sion was observed

Figure 2. Intraoperative findings on cystoscopy, showing a 5 x
5 cm polypoidal partly cystic pedunculated bladder mass ari-
sing from the left lateral bladder wall and sparing the trigone

Figure 3. a, b. Histologic examination of tumor tissue. H&E
slide showing; (a) florid nests of urothelial cells in a backgro-
und of fibromyxoid stroma and (b) congested capillaries

ed capillaries. No mitosis, necrosis or atypical features was seen
in the epithelium or stroma (Figure 3).

The differential diagnosis initially included florid Von Brunn’s
nests, but the size, depth and growth pattern of the lesion
favored the diagnosis of hamartoma. This diagnosis was sup-
ported by findings of fibromyxoid stroma with occasional
fascicles of smooth muscle. No features suggested the nested
variant of urothelial carcinoma or inverted papilloma. Long-
term follow-up, including regular urinalysis and ultrasound
examination was recommended to the patient.

Discussion

Hamartoma is a benign tumor-like malformation made of abnor-
mal mixtures of cells and tissues and found in areas of the body
where cellular proliferation occurs. Hamartomas have been
often reported in the gastrointestinal tract, bronchial tree, brain
and bone, but they are very rare in the urinary bladder."! Since
the first reported case in 1949, to our best of knowledge, only
11 cases have been reported in the literature so far.”’)

Most of the patients had similar clinical presentations, with
gross hematuria, dysuria, and mild suprapubic discomfort.!'#
The size of the lesions may range from tiny growths to large
masses. They are always solitary and may be located anywhere,
although they favor the bladder dome or its posterolateral walls.
Tumors larger than 8 cm in diameter have not been reported.
Alternatively, bladder hamartomas may be asymptomatic and
be discovered incidentally on autopsy.?!

Bladder hamartomas might take place as an isolated entity or as
part of a syndrome, including Goldenhar syndrome,* multiple
hamartomatous syndrome or Cowden disease,® Peutz-Jeghers
syndrome!”! or Beckwith-Wiedemann syndrome.®! Most of these
hamartomas arise from the bladder wall. They can also arise
from the trigone ! extravesically from the intramural part of the
urachal remnant,"” and from the urethra.'!

Bladder hamartomas are generally benign and can be resected
transurethrally or by partial cystectomy. Any disease recurrence
has not been observed on follow-up extending to a maximum
17 months.”! It is important, however, to distinguish between
isolated bladder hamartomas and the presence of hamartomas
in other systems. Malignancy of the bladder, in the form of
papillary carcinoma, has been reported in patients with familial
hamartomas (i.e. Cowden disease).”! One patient with a recur-
rent bladder cancer was found to have a polypoidal lesion at the
dome, and histopathological examination of transurethral resec-
tion material revealed superficial cells with dysplastic tumor
suspicious of hamartoma.) Another patient had transitional
cell carcinoma of the bladder.”® Isolated bladder hamartomas,
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including invasive hamartomas, have shown no evidence of
recurrence or malignant potential after partial cystectomy.!'?

General experience with bladder hamartomas is limited, but
patients who have undergone tumor resection are advised to
undergo long-term periodic cystoscopy as surveillance for
recurrence.!'”
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