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Abstract

The sacrococcygeal teratomas are rare benign tumors derived from totipotent embryonic cells of the caudal region. The purpose of this article is
to report our experience in management of two cases of giant sacrococcygeal teratomas in Ziguinchor Regional Hospital and emphasize the need

for prenatal diagnosis and management before complications.

Introduction

Sacrococcygeal teratomas are benign tumors derived from totipotent
embryonic cells of the caudal region [1]. Their incidence is estimated to
be between 1/35000 and 1/40000 births [1-4]. Diagnosis and manage-
ment of these tumors are ideally done in the antenatal period [2,3,5].
Nevertheless, complications including rupture in case of vaginal delivery
and degeneration, especially after the age of 4 months of these tumors,
are possible [1-3]. The purpose of this study is to report two cases of giant
sacrococcygeal teratomas in Ziguinchor Regional Hospital with successful
management and emphasize the need for prenatal management before
complications.

Case Reports
Case 1

A 29-year-old mother, G5 PS5, delivered a female newborn in the emer-
gency for sacrococcygeal mass. An ultrasound performed at the third
quarter of pregnancy highlighted a sacrococcygeal tumor and pregnancy
monitoring had been advocated. On examination, it was found that the
female newborn had a birth weight of 3.800 kg and head circumference
of 32 cm. The Apgar score was 8/10 in the first minute and 9/10 in the
fifth minute. Physical examination revealed a giant sacrococcygeal tu-
mor measuring 20 cm long (Figure 1). Echocardiography was normal.
The abdominal ultrasound confirmed a sacrococcygeal teratoma stage
| of Altman classification. Hemoglobin level was 10.2 g/dL, hematocrit
32.2 %, white blood cells 13400 /mL, and platelets 258000 mu/L. The
dosage of alpha-fetoprotein(AFP) was not possible in our conditions. Af-
ter resuscitation, a tumor resection was done twelve hours after birth.
The newborn received intravenous antibiotics (ceftriaxone 100 mg/kg/
day, metronidazole 35 mg/kg/day, and paracetamol 7.5 mg/kg every 6
hours). The postoperative course was uneventful and the newborn was
returned to the family home eight days after surgery. A physical exam-
ination was completed by monitoring ultrasound every three months.
AFP was done every 6 months. After one year of growth, no problem
was detected.

Case 2

A newborn female was carried to emergency after delivery for a sacro-
iliac mass coccyx. Her mother was a primigravida of 21 years old. No
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Figure 1. A giant sacrococcygeal tumor.

ultrasound was done during pregnancy. Examination at birth showed
a female newborn weighing 3.900 kg. Apgar score was 8/10 in the first
minute and 9/10 in the fifth minute. A sacrococcygeal mass of 25 cm long
axis was found. Echocardiography was normal and the abdominal ultra-
sound confirmed a sacrococcygeal tumor stage | of Altman classification.
Blood count showed a hemoglobin level of 15.2 g/dL, hematocrit of 39.2
%, white blood cell count 10400 /mL, and platelets 200000 mu/L. Blood
group was O-Rh positive. Due to unavailability of AFP, a surgery decision
of resection was taken. A one-piece removal of the tumor and coccyx
was done under general anesthesia, twelve hours after birth (Figure 2).
Antibiotics were given intravenously (amoxicillin and clavulanic acid 80
mg/kg/day, paracetamol 7.5 mg/kg every 6 hours). After successful man-
agement, the newborn baby was discharged from the hospital six days
after surgery. A physical examination was completed by monitoring ultra-
sound every three months. The blood level of AFP was recorded every 6
months. No problem was detected after six months of growth.
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Figure 2. A giant sacrococcygeal tumor after surgical resection.

Discussion

The sacrococcygeal teratomas are multi-tissue tumors composed of vary-
ing proportions in tissues from all three germ layers (endoderm, ecto-
derm, and mesoderm) [6]. Their frequency of occurrence varies from 1
in 28,500 to 40,000 births and is found more frequently in the female
subject with a sex ratio of 1/3 to 1/4 [1,2,3,7,5]. This epidemiological pa-
rameter was verified in our study where both cases were reported in fe-
male subjects.

Sacrococcygeal tumor can be discovered in three circumstances. The
ideal circumstance is an antenatal diagnosis by ultrasound or magnetic
resonance imaging [5]. One of our patients was diagnosed in prenatal
period through an obstetric ultrasound. This diagnosis in the neonatal
period allowed an early management by intrauterine or neonatal surgery
[2,3,5]. The second circumstance of discovery is an emergency delivery
of a newborn with sacrococcygeal mass. This condition was found in our
second patient. The third circumstance is a malignant sacrococcygeal
tumor which can be associated with local or loco-regional metastasis.
Physical examinations completed by ultrasound and scanner are used
to classify the tumor according to the four stages of Altman [2,6]. Our
two patients were of stage | of Altman classification. The dosage of AFP
is important for the diagnosis of sacrococcygeal teratoma after surgery.
AFP has a good predictive value for the presence of residual tumor [2].
However, in our working condition, its measurement was not available in
our department.

The treatment of sacrococcygeal tumors is mainly surgical and
consists of resection of the tumor with the coccyx [1-9]. This resection
in stage | tumors can be made exclusively by perineal incision while a
combined abdominal and perineal approach may be necessary for other
types [2,3,6]. In our two patients, the surgical excision was made by an
exclusive perineal incision. The period of surgical resection is the crucial
element in the evolution of the disease. The neonatal period or before
two months of age is the ideal time for this surgery as observed in our
two patients [2,3,6]. Delayed surgery is associated with a higher rate of
recurrence or malignancy [2]. For some, the degeneration rate is esti-
mated between 7 and 10% when resection is performed early (before
the age of two months). However, it goes up to 48 to 67% in patients
operated after two months of age [2]. In the study of Rangsan incidence
of malignant, sacrococcygeal tumor was 2.4% in the patients operated
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Figure 3. Altman classification of sacrococcygeal teratomas.

within a year, while it was 73.3% among the patients operated after the
age of one year [2].

The type of tumor is also an important factor in the occurrence of
degeneration of sacrococcygeal tumors. The type | of Altman classifica-
tion (Figure 3) is associated with a low risk of malignant changes while
type IV presents the highest risk of malignancy [2]. The prognosis of sac-
rococcygeal teratomas is variable. Benachi established a prognosis clas-
sification into three groups in premature. Group A represents tumors
less than 10 cm or avascular moderately vascularized with slow growth;
group B with tumors above 10 cm with marked vascularity associated
with heart failure and rapid growth; and group C with tumors of 10 cm or
more in cystic predominance moderately vascularized with slow growth
[9]. Other less important prediction elements are represented by a dis-
covery of the tumor before 20 weeks of gestation, childbirth before 30
weeks of gestation, a lower Apgar score of 7 in the fifth minute, and a low
birth weight or hydramnios [3,9]. In newborns, at time, sacrococcygeal
tumor prognosis essentially depends on the volume of the tumor vascu-
larization and the presence of other malformations [2,3]. Alarge tumor is
exposed to the risk of breakage during the delivery or extraction during
a cesarean. Basically, the hypervascularization makes the removal diffi-
cult and subject to surgical hemorrhagic risk. Regarding giant tumors,
the risk of rupture and the possibility of tumor residuals are haunting
the pediatric surgeon. In the medium and long-term, sacrococcygeal tu-
mor prognosis is conditioned not only by the recurrence but also the
anorectal or functional urinary sequelae [2,3]. These risks of recurrences
require a constant monitoring of patients clinically and dosage of AFP [1-
3]. These recurrences are observed in about 10-20% over the first three
years of life, and 40% in the form of malignant tumors. These findings
explain the necessity of monitoring patients for at least 3.5 years after
surgery [2,3].

Conclusion

The sacrococcygeal teratomas are rare germ cell tumors whose diag-
nosis in antenatal period is possible with ultrasound and magnetic res-
onance imaging. They come in four clinical aspects. Their only surgical
treatment gives a good result especially in the neonatal period. A mis-
behaving surgery exposes the risk of recurrence and malignant degen-
eration.
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