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ABSTRACT

Sacrococcygeal teratoma is the most common congenital tumor in neonates, and is
reported in approximately 1/35,000 to 1/40,000 live births. Oligodendroglioma is a
rare central nervous system tumor that is usually found in the cerebral hemisphere
of young and middle aged adults. When associated with a teratoma, it is mainly
identified in ovarian teratoma in adolescents and adults. We describe a rare case of
a preterm infant with oligodendroglioma in a mature sacrococcygeal teratoma. The
male neonate was born at a gestational age of 30 weeks with a protruding mass in the
sacrococcygeal region. Pelvic magnetic resonance imaging showed a sacrococcygeal
teratoma of approximately 11 cm comprising fat components and skeletal structure,
that extended from the anterior part of the sacrum to the abdominal cavity. Radical
resection was performed at 36 days of age. Macroscopically, the resected intra-
abdominal mass had the characteristics of a cystic lesion, and the intrapelvic mass
was a predominantly solid mixed cystic-solid lesion. Histologically, this solid lesion
in the intrapelvic mass was composed of mature glial tissue, which comprised as
a proliferation of monotonous cells with small and round nuclei, surrounded by a
perinuclear halo (“fried egg” appearance). Additionally, these cells were immuno-
histochemically positive for glial fibrillary acidic protein. These findings confirmed
the diagnosis of oligodendroglioma in sacrococcygeal mature teratoma. After the
treatment, no recurrence was observed during the follow-up period, and no addi-
tional intervention was required. However, the patient is undergoing treatment for
voiding dysfunction caused by a neurogenic bladder.
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Figure 1. (A) Contrast-enhanced fat-saturated T1-weighted magnetic
resonance image (MRI), coronal view (arrows), (B) T1-weighted MRI,
sagittal view (arrow), and (C) double fat suppression of T2-weighted MR,
transverse view (arrow) reveals—a multicystic mass with a bony structure
and fatty component. The longitudinal dimension of the cystic mass in
the coronal image is 11 cm, which extends to the abdomen through the
presacral space. The tip of the conus medullaris ends at approximately the

L2 vertebra (asterisk).
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Figure 2. Macroscopic examination shows (A) a mass measuring 12.0x
8.1x2.5 cm in size. (B) The mass in the abdominal cavity (arrows) has
characteristics of a cystic lesion, and the mass in the pelvis is identified as a
mixed cystic-solid mass which is predominantly solid (open arrows).
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Figure 3. (A) The tumor shows mature cartilages (asterisk), colonic epithelium (open arrows), non-keratinizing
squamous epithelium (arrows), and glial tissue (triangles) (hematoxylin and eosin [H&E], x40). (B) Glial tissue
shows uniform round nuclei with clear perinuclear halos, and delicate branching patterns of their vasculature
exhibit a “chicken wire” arrangement (arrows) (H&E, x100). (C) Glial tissue shows proliferation of monotonous
cells with small and round nuclei with perinuclear clearing (fried egg appearance) (arrows) (H&E, x400). (D)
Glial tissue is positive for the anti-Glial fibrillary acidic protein antibody (immunoperoxidase staining, x40)
(arrows) (Scale bar, 500 pm).
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Table 1. Reported Cases of Oligodendrogliomas in Teratomas
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Case Reported .Age at‘ {eratoma Treatment Follow-up
year diagnosis Region Size (cm) Component
1" 2009 29yr  Ovarian, left 14 Mature Surgery Alive and well 10 mo after diagnosis
2” 2014 18yr  Ovarian, right 8 Mature Surgery Alive and well 13 mo after diagnosis
3” 2002 2mo  Sacrococcygeal 10 Immature Surgery Died after 6 mo with recurrence of disease
4% 2010 13yr  Ovarian, left 6 Mature Surgery Alive and well 13 mo after diagnosis
5” 2012 22yr  Ovarian, right 12 Immature Surgery+ Died after 36 mo with recurrence of disease
Chemotherapy
6" 2012 15yr  Ovarian, unknown 7 Immature Surgery Lost to follow-up
77 2012 25yr  Ovarian, left 29 Mature Surgery Alive and well 42 mo after surgery
g” 2012 28yr  Ovarian, right 24 Immature Surgery Died after 1 mo.
9” 2012 12yr  Ovarian, right 13 Immature Surgery Alive and well 4 mo after surgery
10” 2012 24yr  Ovarian, right 23 Mature Surgery Alive and well 5 mo after surgery
11" 2017 19yr  Ovarian, left 31 Immature Surgery Alive and well 42 mo after diagnosis
127 2002 29yr  Ovarian, right 14 Mature Surgery Alive and well 48 mo after diagnosis
137 2008 18yr  Ovarian, unknown - Immature Surgery Alive and well 24 mo after diagnosis
14" 2007 38yr  Uterine cervical 4.5 Immature Surgery Alive and well 2 yr after diagnosis
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