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Abstract

The bladder is an uncommon site for an aggressive Angio-
myxoid tumour. We present a case of a 23-year-old primi-
gravida who suffered no urinary symptoms and was referred
due to an incidental bladder finding on ultrasound scan and
went on to have a rigid cystoscopy and resection of lesion
which was confirmed by histology to be an aggressive An-
giomyxoid tumour. We include a review of most recent lit-
erature, and propose that, even in pregnancy, aggressive
Angiomyxoid tumours can be appropriately managed by
surgical excision and surveillance cystoscopy.

Case Report

A 23-year-old primigravida with no urinary symp-
toms was referred to our urology service following an

Figure 1b: Aggressive Angiomyxoid tumour in bladder, Lat-
eral view as seen on USS scan.

incidental finding of a bladder lesion on ultrasound
during a routine antenatal appointment at 12 weeks
gestation. The lesion was described as measuring 12
x 15 x 13 mm with no increased vascularity and pres-
ent on the posterior bladder wall close to the left Vesi-
co-Ureteric Junction (VUJ) as seen in Figure 1a and
Figure 1b. She is a non-smoker with family history of
bladder cancer but no previous urological history and is
otherwise fit and well.

She was discussed in the uro-oncology Multidisci-
plinary Team meeting (MDT) and underwent an ultra-
sound scan of urinary tracts which showed presence of
mucosal projection appearing as persistent filling de-
fect in the bladder as seen in Figure 1a and Figure 1b in

Figure 1a: Aggressive Angiomyxoid tumour in bladder, AP
view as seen on USS scan.
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Figure 2: Aggressive Angiomyxoid tumour as seen in the bladder on flexible cystoscopy.

an otherwise normal urinary tract but nothing to differ-
entiate it from a transitional cell carcinoma.

Flexible Cystoscopy described a solitary papillary
growth with a thin stalk arising next to the left ureteric
orifice, Figure 2a and Figure 2b. Urine cytology was neg-
ative for malignant or atypical cells.

The presence of the rare bladder angiomyxoma in
the gravid patient and the need to exclude any possibil-
ity of cancer posed a challenge and required a multidis-
ciplinary approach involving the pathology, oncology,
urology, gynaecology and sarcoma team collaboration.

Following discussion in our multidisciplinary team
meeting and counselling of the patient, she was re-
viewed in the high-risk anaesthetic clinic and under-
went a rigid cystoscopy and Transurethral Resection of
Bladder Tumour (TURBT) under epidural anaesthesia.
Findings revealed a 12 x 15 x 13 mm exophytic lesion
behind left ureteric orifice as seen in Figure 3. Following

the procedure, she was catheterised, and no complica-
tions were recorded.

Following resection of tumour, histology assessment
including histomorphologic and immunohistochemi-
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Figure 3: Macroscopic appearance of aggressive Angio-
myxoid tumour post resection from bladder.

cal analysis demonstrated microscopic unremarkable
urothelium with underlying stroma showing a tumour
composed of numerous congested blood vessels of vari-
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Figure 4a: Microscopic appearance of aggressive Angio-
myxoid tumour under low power resolution.
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Figure 4b: Microscopic appearance of aggressive Angio-
myxoid tumour under moderate power resolution.
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Figure 4c: Microscopic appearance of aggressive Angio-
myxoid tumour under high power resolution.

able sizes and shapes with a hypocellular myxoid stroma
containing spindle, oval and stellate shaped cells with
no evidence of mitosis, nuclear pleomorphism, necrosis
or haemorrhage seen; as seen in Figure 4a, Figure 4b,
Figure 4c. Furthermore, the tumour cells showed posi-
tive immunostaining with vimentin; Figure 4d and were
uniformly negative with SMA, CD34, desmin, myosin,
S$100 and Ki67. In addition, ER and PGR showed wide-
spread positivity while AE1/AE3, EMA and MUC4 were
negative.

The overall morphological appearances together
with the immunohistochemical staining profile were
suggestive of an aggressive Angiomyxoid tumour ruling
out possible differentials such as rhabdomyosarcoma,
transitional cell carcinoma, tuberosclerosis, angiomyo-
lipoma and liposarcoma.

In view of high probability of recurrence, a follow-up
plan was recommended by MDT which involved a
six-monthly flexible cystoscopy. In case of recurrence,
trans-urethral resection and random bladder biopsies
under anaesthesia with CT - urogram will be performed.
However, she went on to have an MRI as she was gravid

ol Complic 2017, 3:032

Figure 4d: Microscopic appearance of aggressive Angio-
myxoid with vimentin immunohistochemistry.

which revealed normal urinary tract and flexible cystos-
copy done 6 months later revealed no recurrence; Fig-
ure 5 and Figure 6 respectively.

Discussion

Aggressive Angiomyxoma is a rare connective tissue
tumour involving myxoid cells and blood vessels. After a
review of world literature, it is notable to say that this is
the first ever report of aggressive angiomyxoma found
in the bladder during pregnancy and the fifth report of
this benign tumour originating primarily in the bladder
making the bladder a very rare site for aggressive angi-
omyxoma and even extremely rare in pregnancy [1-4].
In addition, this is the fourteenth report of Aggressive
Angiomyxoma coexisting in pregnancy, but the bladder
has never been a preferred site until now [5-20].

They are rare mesenchymal tumours which tend
to affect fertile females in the 4™ to 5™ decade of life
[7] but can also affect younger females as found in this
case. Although technically benign tumours involving main-
ly the pelvis, vulva, perineum, vagina and urinary bladderin
adult women of reproductive age, the prefix aggressive
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rence rates range from 25-47%, usually within 5 years
and cases of metastasis have been reported; hence ra-
diological follow up is advocated [6].

On the other hand, the other type of angiomyxoma
has a preferred location different from aggressive angi-
omyxoma and grows on the external surface of the body
such as external genitalia, head and neck regions and
named superficial angiomyxoma. Aggressive Angiomyx-
oma has a female: male sex distribution of 6.6:1 pre-
senting as painless perineal or vaginal masses with few
other associated symptoms [7]. Haematuria has also
been noted as a presenting feature of this rare disease

[1]. It is still broadly asymptomatic and presents with
was added to highlight their tendency to infiltrate sur-  non-specific symptoms, thus a high index of suspicion

rounding tissues and recur after treatment [21]. Recur- is required in making accurate diagnosis and excluding

Figure 6: Post resection MRI showing no bladder recurrence.
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likely differentials. Though commonly found in fertile fe-
males, it can also be found in males as once reported in
a case where a patient presented with acute retention
of urine and further investigation revealed presence of
aggressive angiomyxoma originating from the prostate
and fanning into the bladder neck [8].

It is likely to grow during pregnancy and do respond
to hormonal manipulation due to the presence of estro-
gen and progesterone receptors [21]. The hormonal de-
pendency of this tumour is further supported in another
case report where it showed an increased growth of the
tumour during pregnancy and often misdiagnosed re-
sulting in the delay of the treatment [5]. This is evident
in this case as it was an incidental finding in early preg-
nancy. Perhaps it was present before conception.

The mainstay of treatment is wide local resection.
However, recurrence is still high and independent of
resection margin, as confirmed in a study where seven-
ty-one percent of recurrence occurred within the first
3 years of resection and patients with clear resection
margins had similar chances of remaining disease-free
compared to those having tumor-involved resection
margins [6]. Hence the need for surveillance.

Overall, the findings been made suggests the benign
nature of aggressive angiomyxoma, its high recurrent
rate and a rare probability of malignant change which is
nonetheless not entirely impossible. As a result, we pro-
pose that even if asymptomatic as well as in pregnan-
cy, the management of aggressive angiomyxoma in the
bladder should be surgical excision and diagnosis con-
firmed with both histomorphologic and immunohisto-
chemical analysis and follow up with active surveillance
using cystoscopy and imaging.

MRI and Sonographic Appearance of Aggressive
Angiomyxoma - No Specific or Distinguishing
Pattern Seen

In this case, the patient had an obstetric ultrasound
scan which revealed a 12 x 15 x 13 mm soft tissue lesion
on the posterior bladder wall close to the left VUJ and
no increased vascularity detected on Color Doppler. In
addition, a repeat Ultrasound scan done revealed the
presence of mucosal projection appearing as persistent
filling defect in the bladder as seen in Figure 1a and Fig-
ure 1b but nothing to differentiate it from a transitional
cell carcinoma. Unfortunately, MRI was only done post
resection which however revealed a normal urothelium.

A review of literature reported a case on the sono-
graphic appearance of a histologically proven aggressive
angiomyxoma of the bladder [3]. The findings revealed
a solid polypoid mass 2 cm in diameter with sharply de-
marcated borders, a heterogeneous echotexture and a
slightly hyperechoic rim.

In another report of bladder angiomyxoma, MRI re-
vealed an 85 x 40 mm mass arising from the bladder

OBI-NJOKU et al. Int Arch Urol Complic 2017, 3:032

neck which appeared hypo intense on T1-sequence and
had a swirled, heterogeneous appearance on contrast
enhanced T2-sequence [1].

From the above literatures, there seems to be no
specific features on imaging suggestive of aggressive
angiomyxoma and as well no distinguishing features
suggestive of being benign or malignant in nature. As a
result, we recommend that any lesion in the bladder de-
tected on USS or MRI which are both safe in pregnancy,
should have further evaluation and eventual resection
even in pregnancy.

Consideration of biopsy before tumor resection will
not alter management protocol even in pregnancy as
suggested in a report where a review of literature failed
to find any evidence that pregnancy has deleterious ef-
fects on the incidence or clinical course of malignancy
compared with that in nonpregnant women of repro-
ductive age, except in the case of malignant melanoma
[22]. By extension, this suggests that pregnancy should
not alter management protocol in any way be it benign
or malignant and as such every tumor should be treated
in the same way.

In our case and in most other cases where bladder
tumor was found to co-exist with pregnancy, Transure-
thral resection of the tumor was the primary treatment
regardless of the trimester and treatment was never de-
layed due to pregnancy. A review of different literature
has shown the safety of Transurethral resection of blad-
der tumor under regional or general anaesthesia at any
time during pregnancy [22-27].

In this case, a bladder tumor was incidentally discov-
ered on obstetric ultrasound and described as a 12 x
15 x 13 mm soft tissue lesion on the posterior bladder
wall close to the left VUJ with no increased vascularity
detected on Color Doppler. Meanwhile, a repeat Ultra-
sound scan done revealed the presence of mucosal pro-
jection from the bladder as seen in Figure 1a and Figure
1b but nothing to differentiate it from a transitional cell
carcinoma. We went on to review this patient’s case in
the MDT and the opinion was to go ahead with a flexi-
ble cystoscopy in order to confirm sonographic findings.
The fact that bladder carcinoma is not uncommon in
this age group, [22] and ultrasound scan alone cannot
differentiate a benign from malignant lesion strength-
ened the decision made on the day.

The cystoscopy finding revealed a solitary papillary
growth with a thin stalk arising next to the left ureter-
ic orifice as seen in Figure 3a and Figure 3b. Possibly
a biopsy of the tumour could have been done at this
point as was the case in a certain report, [23] to confirm
or rule out presence of malignancy in order to consid-
er whether a resection was necessary at this stage in
pregnancy in order to defer treatment till post-partum.
However, bearing in mind the local policy of TURBT for
superficial bladder lesion and evidence from various lit-
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eratures review suggesting safety of this procedure in
pregnancy she went on to have resection of the tumour
and eventually had a safe delivery afterwards.

In addition, the safety of TURBT at any time in preg-
nancy can be shown by our case and more so in a case
where the patient had Transurethral resections under
general anesthesia on three different occasions for re-
current bladder tumour and yet had an uneventful de-
livery of a healthy and thriving baby thereafter [22]. A
review to evaluate tumour presentation, characteristics
and maternal-foetal outcomes of pregnancies compli-
cated by nonbilharzial bladder carcinoma revealed that
treatment was typically by transurethral resection and
pregnancy is not a contraindication to treating most
forms of bladder cancer [25].

In conclusion, TURBT is safe at any time during preg-
nancy and there is no added advantage having a biopsy
before actual resection of the tumour. Finally, we still
propose Transurethral resection of bladder tumour
under regional or general anaesthesia as the primary
treatment of any bladder tumour during pregnancy.
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