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Dear Editor,
We would like to report a case of recipient twin with

twin-twin transfusion syndrome (TTTS) that developed a
very rare complication of congenital cystic adenomatoid
malformation (CCAM) detected by magnetic resonance
imaging (MRI) but not by ultrasonography (US). MRI was
found to be more efficient than prenatal US for the detec-
tion of CCAM lesions.

A 30-year-old, gravida 3, para 2 woman who had de-
veloped TTTS at 24 weeks’ gestation was referred to our
hospital for evaluation of complications in the recipient
twin owing to the death of the donor twin. The patient
and her husband were healthy and denied any family his-
tory of genetic disorders or congenital malformations. The
US findings of the recipient twin were normal (Figure 1),
and no associated fetal anomalies, except polyhydramnios,
were observed. Single-shot fast spin-echo sequence MRI
was performed at the 25th gestational week for further eval-
uation of fetal complications. Findings of the brain were
normal, but several small wedge-shaped hyperintense le-
sions were observed along the periphery of both right and
left lungs (Figure 2A-C). The characteristics of these lesions
were most consistent with CCAM. The parents decided to
terminate the pregnancy. At 26 weeks of gestation, the fe-
tus was delivered with a body weight of 698 g, a normal
karyotype of 46 XX and the diagnosis of CCAM was con-
firmed by subsequent autopsy.

Recipient twin in TTTS may be complicated by brain or
heart damage, and rarely CCAM (1, 2). The use of US in cases
of TTTS has been well documented, and US is the primary
imaging modality in these pregnancies (3). This case high-
lights the contribution of MRI to the prenatal diagnosis of

Figure 1. A gravida 3, para 2 pregnant woman with twin-twin transfusion syndrome
at 24 weeks’ gestation and death of one of the fetuses. Axial ultrasonography of the
chest shows no abnormality.

lung lesions that cannot be detected by US. Therefore, MRI
is a more valuable tool for the evaluation of fetal compli-
cations such as CCAM in the case of TTTS and it has bene-
fits over US (1, 2). Six cases of CCAM in the recipient twin
with TTTS have been reported in the literature that have
been detected by prenatal MRI while they had normal US
findings (1, 2). On MRI, these lesions may appear as minor
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Figure 2. MRI of the chest of the fetus at 25 weeks gestation. A, Axial; B, Coronal; C, Sagittal views.

wedge-shaped hyperintense lesions along the lung periph-
ery (1), or, as in our case, appear as severe, diffuse, small
ill-defined hyperintense lesions on both lungs (2). TTTS is
a complication of monochorionic/diamniotic twin preg-
nancies. It is characterized by an imbalance in blood flow
through placental anastomoses causing potentially signif-
icant morbidity and mortality in both twins (1, 3). CCAM is
characterized by adenomatoid proliferation of the cysts in
the lung that resemble bronchioles. The pathogenesis of
CCAM remains unknown. Increased cell proliferation, de-
creased apoptosis, and local disturbances in the levels of
normal lung growth factors have been suggested as mech-
anisms underlying CCAM (4). Imbalance in the blood flow
in the recipient with TTTS, causing local disturbances in
the levels of normal lung growth factors may play an im-
portant role in the development of CCAM in the recipient
twin. MRI can serve as a helpful and complementary tool to
US for the detection of complications in fetuses with TTTS.
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