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76 4.36 4.1 cm multi-septated cystic mass extending from the

left flank to the left pelvis. It was unclear whether the mass was

arising from the kidney or just adjacent to it. A cranial ultrasound

was normal. Neonatal echocardiography on day-of-life 1, revealed

a double-outlet right ventricle, normally related great vessels and a

large A-P window, consistent with a diagnosis of trisomy 13,

which was then confirmed by fluorescent in-situ hybridisation

testing. The infant expired on day-of-life 4. A post-mortem

examination was declined. The mother’s postpartum course was

uncomplicated.

Discussion

This case raises a number of interesting obstetric issues. Fetal

cystic abdominal masses are not uncommon US findings.

(McEwing et al. 2003). The differential diagnosis includes

hydronephrosis, other renal masses, ovarian cysts, enteric duplica-

tion cysts, meconium pseudocysts and other less common causes.

Unfortunately, biochemical analysis of the fluid aspirated from the

cyst in this case did not yield a diagnosis and post-mortem was

declined. A notable feature in this infant was aplasia cutis

congenita (ACC) of the scalp, characterized by the absence of a

portion of skin in a localised area at birth, with an incidence of

approximately 3 per 10,000 births. Trisomy 13 is one of the

disorders, which is associated with ACC, and in the classification

system proposed by Frieden (1986), this represents group 9 cutis

aplasia, with a poor prognosis.

Clinical decisions regarding appropriate mode of delivery are

difficult in cases where the infant’s prognosis is uncertain,

especially if invasive testing for karyotyping is declined by the

parents. In addition, a history of shoulder dystocia is associated

with a recurrence rate of 1% to 17% (ACOG 2002). Although our

patient was anxious at the possibility of another traumatic delivery,

she rightly did not wish to undergo elective caesarean section in

view of multiple fetal malformations. Intrauterine cystocentesis

was thus performed to minimise the risk of a difficult vaginal birth.

Percutaneous drainage of cysts in utero has previously been

described to reduce the risk of pulmonary hypoplasia secondary to

diaphragmatic elevation from a large hydronephrosis (Coplen et al.

1996), or to reduce the risk of torsion and subsequent need for

neonatal surgery in the case of ovarian cysts (Meagher et al. 1993).

Intrauterine aspiration of intra-abdominal fetal cysts, to allow

vaginal delivery, has also been described (Tsao et al. 2002; Ito

et al. 1997). Here we describe a further case in which antenatal

percutaneous cystocentesis was performed to reduce the size of a

large fetal abdominal cyst and facilitate uncomplicated vaginal

delivery in a pregnancy with clinical suspicion for aneuploidy.
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Case report

A 33-year-old primigravida was booked at 13 weeks’ gestation with

no identifiable risk factors. Her 20 weeks fetal anomaly scan was

normal. The pregnancy was uneventful up to 33 weeks when she

presented with abdominal pain, shortness of breath and on

examination, her abdomen was grossly distended, tense and

tender. She had no vaginal bleeding and the cardiotocograph

was normal. A clinical diagnosis of acute polyhydramnios of

idiopathic aetiology was made following a detailed fetal scan and

negative diabetic screening. Following admission for bed rest and

administration of steroids for promotion of fetal lung maturity, she

had therapeutic amnioreduction performed with drainage of 2.4

litres.

However, she presented again at 36 weeks with abdominal pain

and a tense and distended abdomen with a blood pressure of 140/

90 mmHg. As she also had proteinuria 1þ on dipstick urinalysis,

pre-eclampsia was her provisional diagnosis. A renal function test

was ordered as part of pre-eclampsia work-up. Her creatinine was

211 mmol/l. Her uric acid was normal. The urine microscopy was

not suggestive of infection. All other biochemical indices were

normal. Her blood pressure subsequently settled with simple

analgesia and bed rest. An urgent renal ultrasound suggested acute

bilateral severe hydronephrosis with no obvious cause.
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Induction of labour was recommended as the obstructive

uropathy was thought to be caused by the polyhydramnios.

Labour was successfully induced with prostaglandins. She had

an emergency caesarean section for fetal distress, with delivery of a

healthy 2.7 kg infant. Intraoperative and postpartum haemorrhage

of 1.8 l followed secondary to atony, requiring a transfusion of 3

units of blood, despite prophylactic syntocinon infusion at delivery

of placenta. The baby showed no signs of tracheo-oesophageal

fistula/atresia and suckled well. The creatinine level gradually

declined at 4 days after delivery. The urology review 10 weeks

postpartum was normal.

Discussion

Dilatation of the pelvicaliceal system is a recognised effect of

pregnancy and is thought to be a progesterone effect. This benign

phenomenon occurs in up to 89% of pregnancies (Rasmussen

and Nielsen 1998). Occasionally, however, these changes may be

exaggerated and result in significant maternal and fetal morbidity

(Puskar et al. 2001). Symptomatic hydronephrosis occurs from

0.2% (Fainaru et al. 2002) up to 3% (Rasmussen and Nielsen

1998) of pregnancies. The majority of case reports and series

suggest unilateral disease with preponderance to the right side.

Bilateral affliction is rare and more detrimental to maternal and

fetal health. A total of 18 cases were reported in the literature in a

review in 1996 (Jena and Mitch 1996). Polyhydramnios is a

recognised risk factor for bilateral obstructive uropathy as further

illustrated in this report. In the majority of obstructive uropathy

in pregnancy however, no known cause can be found (Fainaru

et al. 2002; Bañón Pérez et al. 1999). In 95 women, a

retrospective analysis suggested that the gravid uterus caused

the obstructions as no other cause had been found (Bañón Pérez

et al. 1999).

Ultrasound remains a relatively easy, non-invasive and accurate

test to assess the morphology of kidney and its collecting systems.

Furthermore, it may be used in the context of treatment during

ultrasound-guided retrograde stenting of the ureter. If diagnosis

is uncertain, especially in ruling out urolithiasis or establishing

level of blockage, intravenous urography can be employed. Single

and double shot pyelography has been employed in pregnancy

and reported to be sensitive in detecting urolithiasis with no

apparent fetal compromise (Butler et al. 2000; Irving and Burgess

2002).

Idiopathic asymptomatic hydronephrosis with no evidence of

renal impairment needs no further treatment. When symptoms

or renal impairment warrants it, ureteric by-pass with use of

stents have been described in pregnancy. Both the double-J and

pigtailed stents have been used with success. In one series of

double-J stent insertions, 19 of 22 responded favourably with the

majority having resolution of symptoms by day 6 of stent

placement. All placements were done under ultrasound gui-

dance, using only local anaesthetic (John et al. 1999) but there

are recognised complications (Tschada et al. 1992). Double-

pigtail stents have also been employed with success. In two

series of 14 patients in the UK, double-pigtail insertion was

reported as well tolerated by patients, with resolution of

symptoms and continuation of pregnancy to term and sponta-

neous delivery in 12 of them. The overall morbidity for double-

pigtail stenting seems low (Fainaru et al. 2002; Eckford and

Gingell 1991). Symptoms generally resolve 5 – 7 days post-

stenting with continuation of pregnancy to spontaneous delivery

at term. Prophylactic antibiotic cover is generally advised. Stents

were removed 4 – 6 weeks postpartum. Common complications

mentioned include discomfort, voiding symptoms and catheter

dislocation.

Obstructive uropathy in pregnancy can therefore be managed as

follows:

1. Delivery especially when fetal maturity is achieved. The

increased risk of operative delivery should be taken into

consideration. The possibility of a non-resolving obstruc-

tion should alert the clinician towards other pre-existing

causes.

2. Relief of obstruction with the aim of achieving spontaneous

delivery at term or achieving fetal maturity. This is generally

achieved with ureteric stents.

In this instant, the renal obstruction and impairment was treated

by delivery as fetal maturity was considered at this stage favourable.

Should it have been suspected when she first presented with

polyhydramnios at 33 weeks, subsequent renal impairment and

potential prematurity may have been avoided with use of ureteric

stents.
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