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ABSTRACT

We present the case of a 20-year-old pregnant patient diagnosed with cavernous heman-
gioma in her tongue, lips and neck with active bleeding. An emergency tracheostomy under
general anesthesia was scheduled. Anesthesia was planned for conscious intubation with a
fibrobronchoscope suited for the difficult airway management ASA algorithms. The airway
was managed with a number 5.5 Fr. endotracheal tube under 0.02-0.05 p.g/kg/min remifen-
tanyl infusion. The patient was sedated and given local anesthesia in the upper airway to
reduce pain and gag reflex during spontaneous breathing. Intubation was successful. Hav-
ing a total blood loss of 200 cc, the patient was taken to the postoperative care room hour
after surgery. The airway was managed with a tracheostomy procedure using a number
7.5 Fr tube and without damaging the hemangioma. She was then scheduled for a vessel
embolectomy and surgical removal. In this case, conscious intubation with remifentanyl

was safe and adequate for the approach of the patient with bleeding airway hemagioma.
© 2012 Published by Elsevier Espaiia, S.L. on behalf of Sociedad Colombiana de
Anestesiologia y Reanimacién.

Anestesia en embarazada para traqueostomia urgente por hemangioma
sangrante en lengua

RESUMEN

Paciente embarazada de 20 anos de edad con diagnostico de hemangioma cavernoso
en lengua, labios y cuello, con sangrado activo. Fue programada para traqueostomia de
emergencia bajo anestesia general. La induccién anestésica fue planeada con intubacién
despierta con fibrobroncoscopio acorde a los algoritmos de via aérea dificil de ASA, siendo
la via aérea manejada con tubo endotraqueal ntimero 5.5 Fr. bajo infusién de remifentanil
a 0.02-0.05 p.g/kg/min para sedacién y se aplicé anestesia local en la via aérea superior para
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disminuir el dolor y el reflejo nauseoso, mientras respiraba espontdneamente. La intubacién

traqueal fue realizada exitosamente. Posterior a una hora de cirugia con 200 cc de pérdidas

sanguineas, la paciente fue trasladada a la sala de cuidados posoperatorios. Su via aérea fue

manejada con traqueostomia, tubo numero 7.5 Fr, se realizd traqueostomia sin lesionar el

hemangioma en cuello. Posteriormente fue programada para embolectomia de los vasos del

hemangioma y luego serd programard para escisién quirtrgica. En este caso la intubacién

en paciente despierto con fibrobroncoscopia bajo infusién con remifentanil fue segura y util

para el abordaje del paciente con hemangioma sangrante en via aérea.

© 2012 Publicado por Elsevier Espaina, S.L. en nombre de Sociedad Colombiana de

Anestesiologia y Reanimacién.

Introduction

Hemangiomas are benign vascular pathological processes that
result from endothelium cell proliferation?; and for the most
part are congenital. Such hemangiomas in the oral cavity are
more frequent in the lips, with a low incidence in the tongue
and more commonly found in females - 65% - more often
than in males.? They may remain without growing and most
show lesion involution, predominantly in teenage patients.!
Histologically speaking, vascular proliferation in a connective
tissue matrix covered by squamous epithelium is observed.
Occasionally, it may show capillary endothelium with nor-
mal vessels. It differs from the cavernous hemangioma in
its greater, dilated, tortuous and irregular vascular structures.
Capillary vessels are predominant in the mucosa; and must
be differentiated from other lesions such as Kaposi sarcoma,
lymphangioma, mucocele, among others.! Inside the oral cav-
ity, they are more common in the dorsal side of the tongue,
the lower lip and palate. These lesions are tuberous, flattened
or cavernous. Their progress is slow, insidious and without
pain. Hemangiomas in the tongue cause several problems,
such as deformities, functional speech, deglutition and chew-
ingimpairment? and can become large enough to compromise
the patient’s airway, which is why it must be secured.

Regarding hemangiomas, a close relation between bleed-
ing frequency and pregnancy has been established. It is
believed that hormonal, vascular and hemodynamic changes
that occur in pregnancy increase the chance of bleeding by
raising the circulating effective volumen from 30 to 50%, as
well as increased venous distensibility caused by progesterone
and endothelial growth by oestrogens. All of these result in
growth of a present hemangioma.*>Fibrobronchoscopy on a
conscious patient is an alternative to secure the airway before
the possibility or certainty of a difficult airway (VAD).® The
most important indication for conscious fibrobronchoscopy is
a patient with VAD and risk of bronchoaspiration. In our case,
the risk was blood aspiration.”®

A proper conscious fibrobronchoscopy requires the
patient’s cooperation, which is why an exhaustive explana-
tion is very important. The procedure can be done using a
nasal or oral pathway. The nasal pathway provides a more
direct approach to the glotis, and it requires preparation with
vasoactive drugs and local anesthesia to prevent pain and
bleeding. Light sedation is recommended to avoid respira-
tory depression and the view can be improved by reducing
secretions with antisialogogues, thus enhancing the anes-
thetic effect by allowing direct contact with the mucosa. If

the patient is at risk for bronchoaspiration, prophylaxis is
carried out with H2 blockers, proton pump inhibitors and
dopaminergic drugs to reduce gastric acid secretion and
inhibit upper gastroesophageal tract motility, thus increasing
lower esophageal sphincter tone.® The patient must be moni-
tored during the entire procedure. Providing oxygen through
a cannula or the FBO is recommended. This method not only
provides oxygen for the patient but also removes secretions
and prevents fogging of the lens. No more than 51 must be
passed, cases of gastric distension and rupture have been
reported.®

Case report

Patient, age 20, Gestations: 1 Deliveries: 0, 12 weeks at the time
of admission, Date of last period: 02/25/2011; with a history of
congenital hemangioma in tongue, lower lip and neck (Fig. 1).
The patient had an episode of bleeding in July 2009, initially
mild and occasional. As of April 2011 it has increased its fre-
quency dramatically and has peaked in the last 10 days, with
greater blood loss but has not required blood transfusions yet.
She was referred to the Hospital Universitario de Caribe for
integral management through the Otolaryngology service.

On physical examination (at sea level) findings were:
female young adult, conscious, alert, calmed, pale, obedient,
cooperative, communicated by means of writing. Vital signs:
Heart rate: 108 per minute, BMI: 25kg/m?, Height: 167 cm,
Weight: 70kg. Symmetrical, mobile neck with no hyperex-
tension movement limitation (Fig. 2), 2cm x2cm scar in

Fig. 1 - Congenital hemangioma of the tongue.
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Fig. 2 - Scar by involuted hemangioma - distance
tiromentoniana (11 cm).

neck zone II 2 cm right of the midline due to mildly involved
hemangioma. A fleshy purple mass with diffuse ulcerated
areas is found in the tongue and extended all along the vis-
ible surface of the tongue, predominantly on the left side
(Figs. 3 and 4) and protruding, making modified Mallam-
pati scoring difficult, DTM 11 cm (Fig. 2), DEM 19 cm, cervical
perimeter at 33cm (Fig. 5), no micrognatia, lower lip with
eutrophic scar. Cardiac examination showed no murmurs,
rubbing or added sounds; pulmonary examination showed
good ventilation. Abdominal examination: gravid uterus 12 cm
long, intestinal sounds were present; eutrophic limbs, capil-
lary refill greater than 2 s, paleness, symmetrical pulses. At the
time of admission, the patient provided paraclincal reports:
Hematocrit 25.5%, Hemoglobin 8.3 g/dl, Blood type A Rh nega-
tive; oropharyngeal contrasted angioresonance results: global
volume increase caused by enlarged arterial, capillary and
venous structures due to a hemangioma in the left half of the
tongue.

During assessment at the Otolaryngology service the
patient had profuse active bleeding which worsened while she
chewed her food. She was then taken to the operating room for

Fig. 3 - Mass in tongue, fleshy, extended over the entire
visible surface of the tongue, left dominance.

Fig. 4 - Tongue of purple color, with diffuse ulcerative areas.

tracheostomy and securing the airway. Pre-anesthetic assess-
ment classified the patient as ASA II/VI-E.

Anesthetic procedure description

The patient was admitted into the operating room with active
bleeding of a giant hemangioma involving her tongue and
lip. Non-invasive monitoring was carried out with (heart rate,
respiratory rate, blood pressure, O, saturation). Local anes-
thesia was carried out in right nasal fossa with local nasal
oximetazoline and remifentanyl at 0.02 mcg/kg/min. We then
introduced the fibrobronchoscope through the right nasal
fossa (Fig. 6), out the choana and through the glotis. A No.
5.5 Fr. Nasotracheal tube was introduced. Tube placement in
the airway is confirmed through a capnography and sym-
metrical ventilation. The airway blocking balloon was inflated
with 5 cc of air until leaking. Anesthesia was carried out with
tiopental 250 mg, Rocuronium/mg: 10-20. Balanced anesthe-
sia continued with Sevorane at half MAC and Remifentanyl at
0.02-0.05 pg/kg/min. The tracheostomy was carried out with a
7.5 Fr cannula. The procedure carried on and ended with no
technical complications.

Fig. 5 — Cervical perimeter (34 cm).
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Fig. 6 - Introduction of the fibrobronchoscope through the
right nostril.

Discussion

Congenital hemangiomas appear in neck and head in un
56-60% of cases, and those that appear in the oral cavity
are generally located in the tongue (affecting it partially or
totally), lips, under the tongue or the palate.l1%11 We have
considered a few cases published in literature on bleeding
hemangiomas in pregnant women, but more often in the
vertebrae,4>1213 some in the nose' and other gastrointesti-
nal hemangiomas. However, we have not identified a case of
a bleeding hemangioma of the tongue with a difficult airway
in a pregnant patient. During pregnancy, recurrent bleeding
occurs with a higher frequency during the second and third
trimesters, reachingits peak at 32 weeks. In this case, however,
bleeding began in the first trimester.”

Congenital hemangiomas are more common in female
patients. If they are not treated properly, as in the case of our
patient, there may be significant growth during pregnancy,
increasing the risk of non-obstetric surgery and with it the
use of anesthetic drugs as needed in our case due to its loca-
tion. No anesthetic drugs have been proven to have teratogenic
or abortive effects in humans.’® In the case of our patient,
remifentanyl was used as part of balanced anesthesia. There
is evidence in several trials that support the use of remifen-
tanyl in pregnant patients because of its safety.!16-18 Also,
remifentanyl does not increase histamine release, making it
safer for use in pregnancy due to the hemodynamic changes it
that pregnancy causes. Several studies and some case reports
have shown that remifentanyl is safe for both the mother and
the fetus.'® A case report by Fuentes et al.® used remifentanyl,
isofluorane and fentanyl in oncologic surgery in a pregnant
patient at 18 weeks. Even though the literature mentions risk
of low birth weight after the use of anesthetics, this patient’s
follow-up did not report any alteration of the fetus. The infant
was delivered after 41 weeks of pregnancy, weight was normal
and without evidence of malformation. The report concluded
that Remifentanyl allowed hemodynamic stability and quicker
reawakening. Our patient was assessed by the gynecology-
obstetrics service for integral management four days later.

Transvaginal ultrasound was carried out and no abnormalities
were reported, the patient will continue under surveillance.

On the other hand, fibribronchoscopy is clearly useful for
difficult airway management. There are reported cases of giant
tongue hemangiomas in adults.??! Securing the airway was
necessary and nasotracheal intubation by fibrobronchoscopy.
Among difficult airway predictors there is: (short neck, thick or
muscled, retracted jaw, arched palate, longo r ogival; facial or
cervical scars, dental conditions and tongue size.!%??> Another
issue is that manipulation of the hemangioma in the oral cav-
ity at the time of orotracheal intubation may increase the risk
of bleeding. Our patient was admitted with profuse bleed-
ing and was classified as Mallampati IV (with laryngoscope
placing difficulty) and was pregnant as well, which implies
hormonal and physiologic changes involved in difficult airway.
Because of this, nasotracheal intubation with fibrobroncho-
scope was highly indicated.

An alternative would have been to carry out the tra-
cheostomy using local anesthesia. However, this was not
an adequate decision considering the patient had a lightly
involved hemangioma in the neck and its true extension
was unknown. Therefore, the risk of bleeding during the tra-
cheostomy was unknown as well and the airway had to be
secured. Also, transtracheal local anesthesia may inhibit the
airway’s protective reflexes.

Conclusion

Pregnancy is associated to congenital hemangioma growth as
well as increased risk of bleeding. For that reason, congenital
hemangiomas in female patients must be managed aggres-
sively and early. Hemangiomas of the tongue are important
because of its close relation to the airway and the possibility
of affecting it.

The use of remifentanyl for balanced anesthesia in non-
obstetric surgery in pregnancy can be used because of its
evidence based safety and its pharmacokinetic properties. It
can also be used as a complimentary drug to reduce the MAC
of inhaled anesthetics such as Sevorane.

Conscious intubation with fibrobronchoscope is indicated
in patients with a difficult airway who require surgical
approach.

Consent

Informed consent was obtained from the patient’s family for
publication of this case, as well as complementary images. A
copy of the document is available for revision for whom it may
concern.
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