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ABSTRACT

Autoimmune hypophysitis is a condition characterized by lymphocytic infiltration
of the pituitary resulting in deficiency of one or more hormones of both the
adenohypophysis and the neurohypophysis. For diagnosis, a high index of suspicion
is necessary, even more so considering the temporal relationship with pregnancy or
childbirth. Clinical and imaging features are suggestive of the diagnosis. Although
the definitive diagnosis is by biopsy, this is not usually performed because of the
potential adverse effects of the procedure. We present a case describing the form of
manifestation of the disease and the typical imaging features on magnetic resonance
imaging.
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RESUMEN

La hipofisitis autoinmune es un cuadro caracterizado por la infiltraciéon linfocitica
de la hipofisis que produce deficiencia de una o mas hormonas, tanto de la
adenohipdfisis como de la neurohipdfisis. Para el diagnéstico, es necesario un alto
indice de sospecha, mas aun considerando la relaciéon temporal con el embarazo
o el parto. Las caracteristicas clinicas e imagenoldgicas sugieren el diagnostico. A
pesar que el diagnéstico definitivo es por biopsia, esta no se suele realizar por los
potenciales efectos adversos del procedimiento. Presentamos un caso que describe
la forma de manifestacién de la enfermedad y las caracteristicas imagenolégicas
tipicas en la resonancia magnética nuclear.

Palabras clave. Poliuria, Polidipsia, Diabetes insipida, Hipofisitis autoinmune, Periodo
posparto.

INTRODUCTION

Polyuria is defined as an abnormally high excretion of dilute urine (more
than 3 liters in 24 hours), associated with various pathologies, which in
summary are called polyuria-polydipsia syndrome. Central diabetes in-
sipidus (CID) is caused by a variety of acquired or congenital disorders,
the less frequent of inflammatory or autoimmune origin and known by
the term hypophysitis, a condition characterized by lymphocytic infiltra-
tion of the pituitary gland®@. Although its definitive diagnosis is by biopsy,
this is not usually performed due to the potential adverse effects; never-
theless, the clinical and imaging characteristics suggest the diagnosis®4.
A case is presented describing the form of occurrence of the disease and
the typical features on pituitary magnetic resonance imaging (MRI).

CASE REPORT

The patient was a 27-year-old woman, gravida 2 para 1, who had ges-
tational diabetes mellitus in her first pregnancy treated with diet; this
pregnancy ended in January 2018 with cesarean section at 32 weeks
due to severe oligohydramnios. Since April 2018, she presented with
moderate intensity headache and polydipsia (£10 liters of water/day),
polyuria (10 liters/day). She received antibiotic treatment for 7 days for
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suspected urinary tract infection, without im-
provement. She was emergency treated in Pisco,
Peru, for moderate dehydration, being referred
to our hospital in June 2018 for study of polydip-
sia-polyuria syndrome.

On physical examination, the patient had appar-
ent regular general condition, with signs of dehy-
dration, weight 68 kg, body mass index 29, normal
blood pressure, dry mucous membranes. During
her stay, polyuria (11 liters/day) was observed. Eval-
uation of pituitary function confirmed the presence
of partial hypopituitarism: thyrotrophin 1.2 [UI/mL,
free thyroxine 0.9 ng/dL, negative antithyroid anti-
bodies, prolactin 23.1 ng/mL, luteinizing hormone
15.6 mlU/mL, follicle-stimulating hormone 6.15
mlU/mL, estradiol 299 pg/mL, corticotrophin 24.1
pg/mL, cortisol 8 am 8.9 ug/dL, somatomedin C
64.2 ng/mL, creatinine 0.6 mg/dL, glycemia 84 mg/
dL, serum calcium 9.4 mg/dL and urine calcium 140
mg/dL, serum sodium (Na+) 143 mEq/L.

The water restriction test confirmed the pres-
ence of central diabetes insipidus. The results
are shown in Table 1.

Pituitary MRI showed thickening of the pituitary stalk
up to 8 mm (Figure 1), with an increased pituitary
volume of 15 x 12 x 7 mm, absence of the brightness
corresponding to the neurohypophysis in T1 (Figure
2) and hyper uptake of gadolinium in the infundibu-
lum and the whole pituitary gland (Figure 3).

The multidisciplinary medical board proposed
to perform a diagnostic biopsy, which was not
accepted by the patient, so methylprednisolone
pulses 1 g/day intravenous for 3 days were indi-
cated. Likewise, desmopressin nasal spray 1 puff
bid was started, decreasing the urinary volume
to 1 500 mL/day, with Na+ control 137 mEq/L.

Discussion
Autoimmune hypophysitis (AlH) is an inflamma-

tory disease affecting the pituitary gland and
can be associated with neurological, ophthalmo-

FIGURE 1. THICKENING OF THE PITUITARY STALK IN T1.

FIGURE 2. THICKENING OF THE PITUITARY STALK AND ABSENCE OF THE
NEUROHYPOPHYSIS IN T1.

logical and endocrinological manifestations. The
clinical presentation is variable. Symptoms have
been classified into four categories: a) compres-
sive (frequency 50 to 70%), b) hypopituitarism

TABLE 1. RESULTS OF THE WATER RESTRICTION TEST, WHERE THE INCREASE OF MORE THAN 50% OF THE BASAL URINARY OSMOLARITY AFTER ADMINIS-

TRATION OF DESMOPRESSIN IS VERIFIED.

Natremia (mEq/L) | Urinary density Plas(r:::)

0 hours 1418 1.003
6 hours 145.6 1002
1 hour post 5 |U desmopressin 144 1.009
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sm/kg) (mOsm/kg)
284 79
2926 181

288 403
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FIGURE 3. INCREASED GADOLINIUM UPTAKE AT THE LEVEL OF THE INFUNDIBU-
LUM AND PITUITARY GLAND

(66 to 97%), ) diabetes insipidus (27%), and d)
hyperprolactinemia (rare)®.

The association with pregnancy (particularly in
the third trimester or early postpartum) pro-
vides evidence to support the diagnosis®. In
most cases, the clinical history and the charac-
teristics of the pituitary MRl image (thickening of
the pituitary stalk, absence of neurohypophysis
signal in T1) suggest the diagnosis”), data that
were evidenced in the patient.

The diagnosis and management of CDI associated
with hypophysitis consists of confirmation of hy-
potonic polyuria, water restriction test and hor-
mone replacement according to current recom-
mendations®?. The main goals of treatment are
to control hormonal deficiencies and to reduce
the pituitary inflammatory process and, conse-
quently, the consequences related to mass effect.
The primary treatment of hypophysitis falls into
four categories, including surgery, anti-inflam-
matory medical therapy, conservative treatment
and radiotherapy!'?. There are limited reports of
spontaneous resolution of hypophysitis. In cases
without significant mass effect or headache, fol-
low-up of hypophysitis may be chosen in addition
to replacement of hormone deficiencies™.

Glucocorticoid therapy constitutes the corner-
stone of medical treatment, despite its contro-
versial role, with studies in small populations

and contradictory results. Good initial response
is reported, but with high recurrence rates?. In
this case, complementary treatment with methyl-
prednisolone was decided, showing resolution of
the symptomatology up to the present. Periodic
follow-up with MRl and hormone every 6 months
is fundamental in the management of the patient.
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