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Abstract

Pregnancies are now being reported resulting from
fertilization of donor oocytes in women with ovarian
failure. A case of triplets in a Turner mosaic is re-
ported herein following transfers of embryos result-
ing from donor oocytes. She had previously dem-
onstrated a normal sized uterine cavity by hysteros-
alpingography. The opinion from our group was that
she should consider selective reduction but a peri-
natofogy consult thought she should have a favorable
outcome. Her pregnancy was complicated by poly-
hydramnios, pre-term labor, and eventual fetal de-
mise at 25 and 27 weeks of all three fetuses.

Natural pregnancies in patients with gonadal dys-
genesis have been reported in at least 138 patients.
Many aborted or had stillbirths and this high rate
of fetal mortality has been ascribed to chromosomal
abnormalities. The continued use of donor oocytes
will provide data to evaluate whether there will con-
tinue to be a higher spontaneous abortion rate and
complications in second and third trimesters in Tur-
ner’s pregnancies even in single pregnancies. The
outcome of this case can at least be provided to
future gonadal dysgenesis patients with triplets to
help them in their decision as to whether or not to
have selective reduction.
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1 Introduction

At least 138 pregnancies in patients diagnosed
with Turner’s syndrome (either 45 x mono-
somy or 45 mosaicism) have been recorded [3,
9, 11, 12, 16, 20, 22, 26, 29]. Over 20 pregnan-
cies have been recorded in non-mosaic Turner
patients [3, 4, 8, 9, 13, 14, 15, 18, 21, 27, 29,
301

A high rate of spontaneous abortions and fetal
demise have been recorded in pregnant patients
with Turner’s syndrome. Swapp et al reported
7 of 21 pregnancies (33.3%) aborting or con-
genitally abnormal and 1 of the 14 normal
children was a stillbirth [29]. In a larger series
of mosaics only about 35% (34 of 97 pregnan-
cies) resulted in a surviving normal child [29].
Ayuso et al reported that 1 patient with mo-
saicism had 3 spontancous abortions at five or
six months gestation; three stillbirths were
noted to have congenital anomalies as did 13
of the liveborn children [2]. Furthermore, 9
offspring had a chromosome abnormality [2].

Multiple births in patients with either Turner’s
syndrome or mosaicism are rare. A twin preg-
nancy in a non-mosaic Turner syndrome pa-
tient was reported which ended in spontaneous
abortion after viability was established at 17
weeks [2]. A twin gestation was also reported
in a mosaic Turner’s patient with subsequent
neonatal death [2].

Since there is increased fetal wastage and an
increased number of chromosomally abnormal
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liveborn infants with singleton pregnancies in
Turner’s patients, the loss of these two sets of
twins is not surprising [28].

The large majority of women with hypergon-
adotropic hypogonadism do not conceive.
Pregnancies following fertilization of donor oo-
cytes is now possible and the first successful
case was reported by LuTIEN et al [17]. Turner’s
syndrome patients are now candidates for do-
nor oocyte programs. The possibility exists that
a uterine anomaly might have contributed to
the high rate of fetal wastage in women con-
ceiving naturally. Certainly one might consider
the possibility of a reduced uterine volume with
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greater risk of complications from a multiple
gestation.

Reported herein, is a case report of a triplet
gestation following transfer of four embryos
following donor oocyte fertilization; the sub-
sequent outcome of the pregnancy is described.

2 Case report

The patient is a 36-year-old white female who
presented to our office with a history of mosaic
Turner’s syndrome established by chromosome

analysis. She is feminine in appearance with™ delivered with a placenta-showing evidence-of- — ____

normal secondary sexual characteristics with
short stature at 145 cm. The patient’s past
surgical history included the repair of an aortic
coarctation at age 16. She had one spontaneous
menstrual period shortly before her vascular
surgery but no further menses thereafter.

The patient was enrolled in our donor in vitro
fertilization program. Hysterosalpingography
found the patient to have bilateral tubal pa-
tency and a normal uterine cavity. She became
pregnant after two cycles. She subsequently
had a first trimester spontaneous abortion.
Three months later she conceived again after
one cycle. An ultrasound at seven weeks
showed her to be pregnant with three embryos.
She was advised at that time of some of the
risks associated with multiple gestation and
referred to a perinatologist regarding selective
termination to reduce the number of embryos
to two or one. She was advised by the perina-
tologist that her chances of a successful preg-
nancy were good, and she decided not to un-
dergo the procedure.

The patient was followed closely by a perina-
tologist and at 18 weeks was noted to be con-
tracting irregularly. She was also noted to be a
poor candidate for cerclage placement having
a “button” cervix with too little tissue to place
the suture.

By 22 weeks gestation the patient was suffering
from intractable vomitting, dehydration, pre-
sacral pitting edema, and had known polyhy-
dramnio in the sac of triplet B. The patient was
admitted to the hospital for tocolysis and hy-
peralimentation. She also received weekly ther-

apeutic amniocentesis in an attempt to relieve
the pressure of triplet’ B’s polyhydramnios. At
25 weeks increased difficulty was noted obtain-
ing fetal heart tones. An ultrasound revealed
intrauterine demise of ftriplets A and B with
resolution of the polydramnios. Triplet C
showed cardiac activity and good movement
so it was decided to attempt to continue the
pregnancy as long as possible.

© At 27 weeks an emergency cesearean section

was performed after spontaneous rupture of
membranes and evidence of fetal distress. One
stillborn female infant weighing 794 grams was

abruption. The other two fetuses (a 680 gram
female and a 595 gram male) were macerated
and had umbilical cords arising from a fused
placenta. The patient declined autopsy of the
fetuses and was discharged home one week
later after a normal postoperative course.

3 Discussion

There is evidence that the uterus of women
with hypergonadotropic hypogonadism may be
more receptive to embryo implantation [5, 7).
Thus, these patients may be more prone to
multiple gestations. The first triplet pregnancy
following donor oocyte fertilization was re-
ported by SAUER and PAULSON [24]; in fact four
of their first six pregnancies in women with
ovarian failure were multiples [25]. The out-
come of this pregnancy was not stated.

Triplets with successful delivery following the
transfer of frozen-thawed embryos had been
previously reported in a normal woman with a
46XX karyotype {23]. This pregnancy resulted
in a cesarean section because of pre-eclamptic
toxemia. Also, the successful delivery of twins
resulting from frozen embryo transfers to a
woman with a unicornuate uterus at 35 weeks
was also reported [6]. Because of previous sug-
gestion of poor fetal outcome in women with
even singleton pregnancies in a unicornuate
uterus [1, 10], selective reduction was suggested
to the patient but she refused.

Poor fetal outcome in Turner’s patients con-
ceiving with their own oocyte has been ascribed
to genetic abnormalities. But the possibility of
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a uterine anomaly contributing to fetal wastage
is certainly possible. Selective reduction was
discussed with the patient but she declined on
the basis of the opinion of a perinatologist. The
patient had been made aware by the perina-
tologist about data that suggested an optimistic
outcome for triplets with modern medicine [19].
Our opinion was that since, the average gesta-
tional age at birth in Newman’s study was 33.6
weeks with 44.4% of mothers requiring admis-
sion prior to delivery, we strongly advised the
patient that she would be at a significant risk
for pre-term delivery and it’s complications es-
pecially in view of her small height despite an
apparently normal auterine cavity.

We believe this is the first case report of triplets
in a woman with Turner’s mosaicism. Perhaps
eventually there will be enough higher order

References

[1} ANDrREws MC, HW JonEs: Impaired reproduc-
tive performanic of the univornuate uterus: In-
trauterin growth retardation, infertility, and re-
current abortion in five cases. Am:J Obstet
Gynecol 144 (1982) 173

[2] Avuso C, J BeLLo, J BENITEZ, A SANCHEZ-CAS-
sos, G MENDozA: Two fertile Turner women in
a family. Clin Genet 26 (1984) 591

[3) BaHNER E, G ScHWARZ, HA HEINZ et al: Turner

syndrome mit voll ausgebildeten sekundiren

Geschlechtsmerkmalen und Fertilitat. Acta En-

docrinol 35 (1960) 397

BaupmEr MM, HJ CuiHaL, RP DICKEY: Preg-

nancy and reproductive function in a patient

with non-mosaic Turner syndrome. Obstet Gy-
necol 65 (1985) 605 ‘

[5) CuEck JH, K Nowroozl, JS CHASE, A NAZARJ,
C BrAITHWAITE: Comparison of pregnancy rate
following in vitro fertilization embryo transfer
between the donors and recipients in a donor
oocyte program. J Assist Reprod Genetics 9
(1992) 248

{4

—

J. Perinat. Med. 21 (1993) .

multiple gestations resulting from donor oo-
cytes in this group to determine if they have a
greater risk of fetal loss than normal karyotypic
women with triplet gestations. Until that time
the publishing of anecdotal case reports will be
important to provide the patient with as much
data as possible to make a decision whether
they want to have multifetal reduction or not.

iee

4 Conclusion

The last trimester intrauterine demise of all
three triplets resulting from oocyte donation to
a Turner mosaic with gonadal failure, provides
a warning that these patients may not be able
to successfully withstand high order gestational
numbers. This case may influence the decision
in choosing multifetal reduction in future cases.

[6] CuEck JH, G Leg, K Nowroozi, A BAKER:
Successful delivery of twins in a woman with a
unicornuate uterus. Gynecol Obstet Invest 34
(1992) 124 '

[71 peZieGLER D, R FrRYDMAN: Different implan-
tation rates after transfers of cryopreserved em-
bryos originating from donated oocytes or from
regular in vitro fertilization. Fertil Steril 54
(1990) 682

[8] Grace JH, DK QuinrLaN, WEB EpGE: 45,X
lymphocyte karyotype in a fertile woman. Am
J Obstet Gynecol 115 (1973) 279

[9] GroLr M, M CoopER: Menstrual function in
Turnets syndrome. Obstet Gynecol 47 (1976)
225

[10] Jones HW: Reproductive impairment and the
malformed uterus. Fertil Steril 36 (1981) 137

[11] KaBLE WT, MA MussMaN: Pregnancy in mosaic
Turner patients: Case report and a guide to
reproductive counselling. Fertil Steril 35 (1981)
477



i

- -35(1981) 509 - - -

282

Check et al, Donadal dysgenesis with triplets

[12] Kaneko N, S Kawacoe, M Hiror: Turner’s
syndrome — Review of the literature with ref-
erence to a successful outcome. Gynecol Obstet
Invest 29 (1990) 81

[13] King CR, E MAGENIS, S BENNETT: Pregnancy
and the Turner syndrome. Obstet Gynecol 52
(1978) 617

[14] KouN G, S YarkoNI, MM GoHEN: Two concep-
tion in a 45,X woman. Am J Med Genet 5 (1980)
339 :

[15] LasBOREK-CZYZ I: A 45X woman with a 37,XY
G+ son. Clin Genet 9 (1976) 113

[16] LiNTON-WRAY H, VR ManLoN, MVR FREEMAN
et al: Pregnancy in the Turner syndrome with
only 45X chromosomal constitution. Fertil Ster

[17] LuTieN P, A TROUNSON, J LECTON, J FINDLAY,
C Woob, P REnov: The establishment and main-
tenance of pregnancy using in vitro fertilization
and embryo duration in a petient with primary
ovarian failure. Nature 307 (1984) 174

[18] NakAsHIMA I, A Rosinson: Fertility in a 45X
female. Pediatrics 47 (1971) 770

[19] NewMaN R, C HaMerR, M MILLER: Outpatient
triplet management: a contemporary review. Am
J Obstet Gynedol 161 (1989) 547

[20] NieLsoN J, I StiLLesoN, KB HANseN: Fertility
in women with Turner’s syndrome: Case report
and review of the literature. Br J Obstet Gynae-
col 86 (1979) 833

[21] Pate J, V SeLE: 45,XO Turner’s syndrome
without evidence of mosaicism in a patient with
two pregnancies. Acta Obstet Gynecol Scand 55
(1976) 283

[22] PratTr LD, SR Koruta, GR DEeVorg, DR
MisHeLL: Altered fetal growth and development
in a patient with Turner’s syndrome. Am I Per-
inat 3 (1986) 175

[23] RoN-EL R, A GoLAN, A HERMAN, H NAaHUM, E
Caspr Birth of a triplet after four frozen-thawed
embryos. Fertil Steril 52 (1989) 678

(24] Sauer MV, RJ PauLsoN: Triplet pregnancy fol-
lowing oocyte donation to a functionally agon-
adal woman. Fertil Steril 51 (1984) 520

[25] SauErR MV, RJ PaurLsoN, TM Macaso, MF
HernaNDEZ, RA LoBo: Establishment of a non-
anonymous donor oocyte program: preliminary
experience at the University of Southern Cali-
fornia. Fertil Steril 52 (1989) 433 _

126] SHAWKY ZA, SZA BapawY, SO SUNDERJ, JT

LANMAN: Pregnancy outcome in 45X/46XX mo-
saicism. Fertil Steril 35 (1981) 88"

[27] SHokelR MHK: Pregnancy in five women with
45,X/46,XY and 45,X/47,XXX gonadal dysge-
nesis. Birth Defects 14 (1978) 171

[28] SmGH PN, S Aura, HW FosTER et al: Repro-
ductive performance in women with sex chro-
mosome mosaicism. Obstet Gynecol 55 (1980}
608

[29] Swapp GH, AW JounsTON, JL WatT, DA
CouziN, GS StTepPHEN: A fertile woman with
non-mosaic Turner’s syndrome. Case report and
review of the literature. Br J Obstet Gynecol 96
(1989) 876

[30] Wray IH, MVR FreEeMaN, PL MING: Pregnancy
in the Turner syndrome with only 45,X chro-
mosomal constitution. Fertil Sertil 35 (1981) 509

Jerome H. Check, M. D.
8002 E. Greentree Commons
Marlton, NJ 08053

U.S.A.

J. Perinat. Med. 21 (1993)

P





